
 

 

 University of Groningen

A network of exchange
Luchtenberg, Malou

DOI:
10.33612/diss.151468388

IMPORTANT NOTE: You are advised to consult the publisher's version (publisher's PDF) if you wish to cite from
it. Please check the document version below.

Document Version
Publisher's PDF, also known as Version of record

Publication date:
2021

Link to publication in University of Groningen/UMCG research database

Citation for published version (APA):
Luchtenberg, M. (2021). A network of exchange: Towards the empowerment of children in medical
research. [Thesis fully internal (DIV), University of Groningen]. University of Groningen.
https://doi.org/10.33612/diss.151468388

Copyright
Other than for strictly personal use, it is not permitted to download or to forward/distribute the text or part of it without the consent of the
author(s) and/or copyright holder(s), unless the work is under an open content license (like Creative Commons).

The publication may also be distributed here under the terms of Article 25fa of the Dutch Copyright Act, indicated by the “Taverne” license.
More information can be found on the University of Groningen website: https://www.rug.nl/library/open-access/self-archiving-pure/taverne-
amendment.

Take-down policy
If you believe that this document breaches copyright please contact us providing details, and we will remove access to the work immediately
and investigate your claim.

Downloaded from the University of Groningen/UMCG research database (Pure): http://www.rug.nl/research/portal. For technical reasons the
number of authors shown on this cover page is limited to 10 maximum.

Download date: 23-05-2023

https://doi.org/10.33612/diss.151468388
https://research.rug.nl/en/publications/7b7f52db-2d33-4e2f-8f6e-adbcc20f06c8
https://doi.org/10.33612/diss.151468388


A Network of Exchange
Towards the empowerment of children in medical research

Malou Lisanne Luchtenberg

MalouLuchtenberg_BNW.indd   1MalouLuchtenberg_BNW.indd   1 17-11-2020   11:32:2317-11-2020   11:32:23



A Network of Exchange
Towards the empowerment of children in medical research

Malou Lisanne Luchtenberg
Thesis, University of Groningen, the Netherlands

© 2020 M.L. Luchtenberg
All rights reserved. No part of this publication may be reproduced or transmitted 
in any form or by any means, without prior permission of the author.

Cover design: Anne Luchtenberg
Photo author: Steffi Dittrich
Illustrations and infographic: Anna Sieben | Sieben Medical Art
Lay-out and design: Birgit Vredenburg | www.persoonlijkproefschrift.nl
Printing: Ridderprint | www.ridderprint.nl

The research described in this thesis was funded by the Junior Scientific 
Masterclass (JSM) Groningen, and a small part by the Ter Meulen Grant of the 
Royal Netherlands Academy of Arts and Sciences (KNAW). 

The author gratefully acknowledges the financial support for printing this 
thesis by:
Research Institute SHARE
University Medical Center Groningen (UMCG)
University of Groningen (RUG)

MalouLuchtenberg_BNW.indd   2MalouLuchtenberg_BNW.indd   2 17-11-2020   11:32:2317-11-2020   11:32:23



MalouLuchtenberg_BNW.indd   3MalouLuchtenberg_BNW.indd   3 17-11-2020   11:32:2317-11-2020   11:32:23



Promotores
Prof. mr. dr. A.A.E. Verhagen
Dr. E.L.M. Maeckelberghe

Beoordelingscommissie
Prof. dr. J.D. Lantos
Prof. dr. C.J.W. Leget
Prof. dr. F.J. van Spronsen

MalouLuchtenberg_BNW.indd   4MalouLuchtenberg_BNW.indd   4 17-11-2020   11:32:2317-11-2020   11:32:23



Paranimfen
Sophie Albers
Anne Luchtenberg

MalouLuchtenberg_BNW.indd   5MalouLuchtenberg_BNW.indd   5 17-11-2020   11:32:2317-11-2020   11:32:23



MalouLuchtenberg_BNW.indd   6MalouLuchtenberg_BNW.indd   6 17-11-2020   11:32:2317-11-2020   11:32:23



Table of contents

Research meets poetry - Kind aan het woord 7

Chapter 1. Introduction 11

Chapter 2. Young people’s experiences of participation in clinical trials: 
reasons for taking part

31

Chapter 3. Understanding the child-doctor relationship in research: 
a qualitative study

55

Chapter 4. A qualitative study about children’s vulnerability in medical 
research: protection and empowerment 

75

Chapter 5. “It actually felt like I was a researcher myself”: on 
involving children in pediatric research in the Netherlands

103

Chapter 6. Discussion and Conclusion 125

Research meets poetry - Acht ogen 155

Appendix Personal reflection: why children’s voices matter!
Further reading on patient and public involvement
Summary
Nederlandse samenvatting
Persoonlijke reflectie
Samenvatting voor kinderen
Infographic
Dankwoord (Acknowledgement)
About the author
Publications and conferences
Research Institute SHARE

158
160
162
168
174
176
180
182
189
190
194

MalouLuchtenberg_BNW.indd   7MalouLuchtenberg_BNW.indd   7 17-11-2020   11:32:2317-11-2020   11:32:23



8

MalouLuchtenberg_BNW.indd   8MalouLuchtenberg_BNW.indd   8 17-11-2020   11:32:2317-11-2020   11:32:23



9

Research meets poetry

Kind aan het woord

Wij allemaal, papa, mama en ik
we moesten toestemming geven.
Er was mijn lijf en het was mis,
ik voelde het, maar ik niet alleen.

Ik moest keuzes maken,
duizend keuzes maken.
Ik leerde hoe mooi en moeilijk
tijd kan zijn.

Het gaat over mij, maar ik hoor niet alles,
ze zeggen dat ik kwetsbaar ben.
Ik neem weinig ruimte op de wereld in
en tegelijkertijd heel veel:
een kind is niet hetzelfde als
een kleine volwassene.

Ik vind het belangrijk dat ik ook zelf mag beslissen,
omdat het wel om mij gaat en het allemaal bij mij gebeurt.
Ik heb een stem, ik kan kiezen,
ik ken het verschil tussen ja en nee.

Ik zag veel onderzoekers en werd een onderzoeker,
geef me een vergrootglas en ik leg het op de wereld.
Er waren meer kinderen en we gaven advies,
we vormden een kinderraad die raad wist.
We keken en luisterden en zagen elkaar.

Het belangrijkste vind ik dat kinderen
in de toekomst minder ziek worden.
Meer beloning hoef ik niet.

Ik leerde hoe mooi tijd kan zijn,
ik kijk vooruit en wil helpen.

Er is niet alleen nu, maar ook later,
ik wil wel duizend keuzes maken.

Lilian Zielstra
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Chapter 1

Introduction

Preface

“I think it was really good because my parents let me decide, they didn’t see it as 
their decision. They realized that I was mature enough and it was my life I was 
playing with and that I should be able to make that decision. I mean, parents 
as well as doctors have to understand that when a child gets a serious illness, 
they’re not children anymore. They’re almost adults in the way they think and the 
way they do things.” (Mohini, 12 years old, diagnosed with acute lymphoblastic 
leukemia at the age of 9)

This is how it all started: an intriguing quote from Mohini, a girl only 12 years 
old, explaining how important it is to listen closely to children who are invited 
to participate in medical research. I came across this quote on the Health Talk 
website (healthtalk.org), on a video showing how shared experiences promote 
understanding about what it is like to live with a health condition. The website, 
led by the Dipex Charity in the United Kingdom (UK) based in Oxford 
University’s Department of Primary Health Care, contains the stories collected by 
academic researchers of people whom they interviewed in their own homes.1 One 
section is on the experiences of young people taking part in medical research. It 
provides insight into how they felt and what their thoughts were at the time they 
were invited to participate in medical research, why and how they decided to 
participate, or not, and how they coped with feelings like hope and insecurity.2

Mohini’s story and those of other children touched me. It made me realize how 
unique children’s voices are. Moreover, I realized how important this type of 
research is to further improve child healthcare. It also made me wonder how 
children in the Netherlands are involved in decisions about their participating 
in research. When is a child mature enough to make such a decision? Is this 
only related to age or should other experiences also be considered? What kind 
of support do children need and how can we improve their overall experiences? 
All these questions led to the research presented in this thesis. Our aim is to 
give children who participate in research a voice and to empower them, while at 
the same time adding to scientific knowledge and to develop my own skills as a 
qualitative researcher.

MalouLuchtenberg_BNW.indd   12MalouLuchtenberg_BNW.indd   12 17-11-2020   11:32:2617-11-2020   11:32:26



13

Introduction

Children’s rights

On 20 November 1989, the United Nations General Assembly adopted the 
Convention on the Rights of the Child (CRC). Hereby the human rights of 
children, defined as all persons until 18 years of age, were formally recognized 
in international law.3 It is hard to believe that this happened only 30 years ago. 
Fortunately, much has changed since then and the CRC has become the most 
widely ratified human rights treaty in history.4 This thesis in not about children’s 
rights, nevertheless, my sense of justice was a major drive in designing and 
conducting this research.

“States Parties recognize the right of the child to the enjoyment of the highest 
attainable standard of health and to facilities for the treatment of illness and 
rehabilitation of health. States Parties shall strive to ensure that no child is 
deprived of his or her right of access to such health care services.” (Article 24.1, 
CRC)

The CRC states that children have the right to the highest possible health care.3 
There is a lack of knowledge about safety and efficacy of many treatments given 
to children. Some medicines, for example, are used off-label. This means that 
the medicines are not tested for children in a specific patient group or not 
tested in children at all.5–7 Children differ from adults in their physiological, 
developmental, psychological, and pharmacological characteristics. In addition, 
some diseases are unique to children and cannot be studied in adults.8–10 Thus 
making pediatric research all the more important.

“States Parties shall protect the child against all other forms of exploitation 
prejudicial to any aspects of the child’s welfare.” (Article 36, CRC)

The CRC states that children should be protected against everything that may 
result in exploitation.3 Off-label use of medicines is considered to do greater 
potential harm to children compared to well-designed clinical research.11 
Nevertheless, health professionals sometimes feel reluctant to recruit children 
for medical research because of their supposed vulnerability.12–14 Parents too have 
reported being cautious about enrolling their children in research for fear of the 
anxiety it might provoke.15

“States Parties shall assure to the child who is capable of forming his or her own 
views the right to express those views freely in all matters affecting the child, 
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the views of the child being given due weight in accordance with the age and 
maturity of the child.” (Article 12.1, CRC)

The Convention states that children have the right to express their views on all 
matters that concern them and that they should be listened to.3 To this end, one 
could argue that children should also have a voice in medical research. This 
thesis fleshes out children’s real-life stories to reveal the impact that their rights 
could have if only we were to listen to them closely and start collaborating with 
them.

Regulation in pediatric research

Fundamental to the balance of children’s right to participate and to obtain the 
highest possible healthcare on the one hand and to be protected on the other 
hand are the basic principles of biomedical research. These principles are respect 
for persons and their autonomy, beneficence and non-maleficence, and justice. 
As a result of the violation of these principles in the past many national and 
international regulations were developed to provide ethical guidance for doctors 
and researchers performing studies on human beings.16–24

Respect for persons and their autonomy leads to the requirement of informed 
consent, which can be defined as:

“a subject’s free and voluntary expression of his or her willingness to participate 
in a particular study, after having been informed of all aspects of the study 
that are relevant to the subject’s decision to participate or, in case of minors 
and of incapacitated subjects, an authorization or agreement from their legally 
designated representative to include them in the study”19

During childhood autonomy is considered to develop alongside maturity. Young 
children are considered incapable of making decisions concerning themselves. 
As they grow older, they first make decisions in collaboration with their parents 
until they are considered mature enough to make decisions independently. 
Children are therefore seen as a vulnerable group insufficiently competent to 
give their informed consent and who depend on others to make decisions on their 
behalf.25,26 As a result, stricter rules apply for involving them in research. The role 
of research ethics committees (RECs) is to investigate whether research proposals 
comply with the requirements. Children may only be involved in research that 
will potentially promote the health of the group they represent and only if the 
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research cannot be carried out in another group that is considered fully capable 
of providing informed consent.16

Children depend on their parents or legal representatives to give consent on 
their behalves. Children should be informed about all important aspects of the 
research. If possible, assent or co-consent must be obtained from the child in 
addition to the parents’ consent and dissent should be respected.16 Assent is a 
child’s affirmative, non-legal agreement to participate in research, whereas co-
consent refers to the child giving legal permission to participate in research that 
is equal to their parents’ permission. National or local law determines at what age 
children are asked to give their assent or when they can formally give informed 
consent.24,27 According to the Dutch Medical Research Involving Human Subjects 
Act,21 children between the age of 12 and 16 are asked to give their co-consent 
in addition to parental consent. When children are 16 years or older, children’s 
consent alone suffices, provided they are capable of reasonable consideration 
of their interests in the matter. Previously, this age limit was 18, but in March 
2017, on the recommendation of the Doek Committee, it moved from the view 
that ‘a child [is] merely seen as object of care and protection, towards the view 
that a child is also a subject with his or her own opinions and feelings.28–31 The 
age is now identical to the age at which children are considered capable of 
making decisions about their medical treatments.32 In the UK, informed consent 
requirements depend on the type of study and the country in the UK where the 
study is conducted. In most cases, young people over 16 are considered capable 
of giving informed consent themselves without parental consent.33 In the United 
States of America, informed consent is required from parents if children have not 
yet reached the legal age to give consent themselves. Legal age depends on State 
and local law.24 In most of California, for example, children can give consent 
when they are 18 years of age. Assent is sought from children from the age of 7 
onward when parents give formal consent.34

Beneficence and non-maleficence refer to maximizing benefits and minimizing 
harm and avoiding unnecessary burden. Justice implies that there should be 
no inequality between sharing the burden and the risk of harm and the benefit 
for research.26 Because children are considered vulnerable, research may only 
cause minimal risk and minimal burden.16 Potential risks and burdens such as 
blood taking potentially have a greater impact on children compared to adults.35 
Impact is related to factors such as discomfort, inconvenience, pain, fear of harm, 
separation from parents or unfamiliar surroundings, and to the effects on their 
growing and developing bodies.23
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Pediatric research in practice

The regulations we described above provide guidance when involving children in 
research, but when we consider the practical issues concerning the participation 
of children in research, several questions remain. Below, we consider some of the 
main questions and point out gaps in our knowledge that we aim to address in 
this thesis.

Children’s decision-making
Implementing the legal requirements of assent and consent is difficult because 
of the on-going debate about the extent to which children can be involved in 
decision-making. This seems to not only relate to age. Instead, collaborative 
decision-making between parents and children dependents on several factors 
relating to the individual child, parents or family, situational aspects such as 
consequences of the decision, and the extent to which children experience the 
symptoms of their diseases.36–41 Children and their parents do not always agree 
on the child’s preferred level of involvement and children sometimes wish to 
be involved more in decision-making than their parents allow them to be.38,42 
Many studies have investigated why parents enroll their children in medical 
research. Mostly these include hope for improvement of their child’s health, 
helping other children, or contributing to science.15,43–45 Yet, little is known 
about how children perceive research opportunities and why they decide to 
participate, or not.46 Studies that analyzed children’s reasons for participation 
were predominantly quantitative and often focused on particular diseases or 
types of research.42,47 Quantitative research provides invaluable insights but is 
limited by the use of predefined categories that are explored mainly in terms of 
frequencies. A qualitative approach is needed to provide in-depth knowledge on 
how to improve collaborative decision-making of children. To achieve in-depth 
knowledge children with a broad range of health conditions and who participate 
in different types of medical research should be included. This will ultimately 
improve recruitment of children for medical research.

Role of the doctor in children’s decision-making
In addition to the role of the parents, doctors also often play a role in the decision-
making process regarding children’s participation in research. Children are in a 
dependent relationship with their doctor who might invite them for research.39 
It is clear that coercive consent as a result of a dependent relationship should 
always be avoided. In theory the dependent relationship of children and parents 
with their doctors does not need to compromise a voluntary decision.48 Yet, in 
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practice parents and children could still feel that their dependent relationship 
compromises a voluntary decision. Grady and colleagues found that about 25% 
of the young people included in their study reported pressure to enroll, not 
only from parents or relatives but also from doctors and research teams.49 On 
the contrary, a qualitative study in pediatric oncology showed that parents and 
adolescents valued the involvement of the treating physician in their decision-
making and support from the oncologists was suggested to improve voluntariness 
of informed consent.50 Yet, in another qualitative oncology study , most of the 
young people perceived the doctors’ involvement as supportive, while others 
felt pressured to participate.38 More in-depth knowledge is needed to find out 
how children perceive their relationships with the doctors in general pediatrics, 
not only in giving consent but also while they participate in research. A good 
child-doctor relationship might help to improve recruitment and the overall 
experiences of children who participate in research.46,51

Children’s perception of vulnerability
We pointed out that children are considered vulnerable because they have a 
diminished decision-making capacity. In addition, they have a greater risk of 
being harmed and burdened by research. Therefore, they are highly protected by 
law. There is debate about the acceptable level of risks and burdens in pediatric 
research and how this relates to age and levels of maturity.52–55 Little scientific 
knowledge is available on how children themselves experience risks and burdens 
in research.56 This makes it difficult to provide adequate protection. Besides, 
focusing only on how to overcome risks and burdens could obscure the balance 
with potential benefits. Research-related benefits mostly relate to health benefits 
but may also contribute to patients’ quality of life.35 Benefits of research could 
therefore help children to feel more comfortable about their diseases. Traditional 
guidelines provide safeguards in relation to the age group children belong to. 
When focusing only on group characteristics that render children vulnerable, 
researchers and RECs might lose sight of other potentially harmful features. 
Such features might be aspects of the study itself, the institutional environment, 
social or economic context, or prior personal experiences, and these may change 
over time.57 This may result in underprotecting those children who are more 
vulnerable on account of negative influences from such circumstances. Children 
who are less influenced by such circumstances may be overprotected. Therefore, 
they may be unnecessarily excluded from taking part in research. Several attempts 
have been made to re-conceptualize vulnerability in a way that does justice to 
potential participants, both in terms of protecting them and enabling them to 
participate.57–63 The recent guidelines issued by the Council for International 
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Organizations of Medical Sciences (CIOMS) suggest that children’s vulnerability 
should be viewed more individually by recognizing potential differences between 
and among age groups including differences in contextualization based on 
Luna’s approach.18,64 Luna’s approach could help to sufficiently protect children 
according to their needs. At the same time, it could help to prevent children 
from being overly protected and it could enable them to participate as much as 
possible according to their wishes. We need in depth-knowledge on children’s 
own perception of their vulnerability to adequately protect and support them 
during medical research.

Children as co-researchers
In the previous paragraphs we called upon the need for more knowledge on 
children’s self-reported experiences of their participation in research. Yet, where 
we aim to attune research to children’s individual needs and wishes, we need 
to look beyond participation towards true involvement. Only if children are 
involved as collaborators can we do justice to their voices and tailor research 
to what is important to them. This refers to ‘patient and public involvement’ 
(PPI). INVOLVE is one of the originators of PPI and is based in the UK. It was 
established in 1996 and supported by the National Institute for Health Research. 
To be involved in research should be clearly distinguished from taking part in 
research and from being engaged in research. Nevertheless, in the literature 
participation, involvement, and engagement are often erroneously used as 
synonyms. Participation refers to people who take part in a study that may include 
testing a new medicine or completing a questionnaire. Involvement implies that 
patients and members of the public, such as potential patients or caregivers, are 
actively involved in setting up and organizing research projects. When children 
are asked to take place in a research advisory group to help identify research 
priorities or to develop and improve the readability of patient information leaflets 
are cases in point. Engagement refers to creating awareness about research by 
providing and disseminating information and knowledge with the public, for 
example through social media. Although engagement and participation clearly 
differ from involvement, the three can overlap and strengthen each other.65

Several benefits of PPI have been reported including that research shall be 
directed more towards the needs and wishes of its end-users and that this will 
increase their self-esteem.66,67 Nevertheless, PPI in pediatric research is not 
yet common practice. Problems relate to lack of funding and time and other 
challenges such as gatekeeping or power imbalances and training on how and 
to what extent children should be involved.67–75 Besides, it is difficult to measure 
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the impact of PPI in terms of research output.76,77 Therefore, we need descriptive 
evidence on how children could be involved in research and how they experience 
being involved as co-researchers.

Aim of this thesis

We aimed to explore and evaluate children’s self-reported experiences to increase 
in-depth knowledge about their point of view on participating in medical 
research. In addition, we aimed to explore the feasibility of involving children 
as co-researchers in our analysis of these reported experiences. In so doing, we 
aspire to do justice to the voice of children in research. Based on our findings 
we shall formulate recommendations for improving pediatric research to better 
meet the needs and wishes of children.

Research questions
Following from the above aims we formulated the research questions below:

- Why do children participate in medical research? (Chapter 2)
- What value do children attach to the relationship with their doctors while 

taking part in medical research? (Chapter 3)
- How do children experience vulnerability while participating in medical 

research? (Chapter 4)
- Is it feasible to involve children as co-researchers in the analysis of qualitative 

research? (Chapter 5)

Methodological approach

Most medical studies use quantitative research methods. By contrast, the study 
presented in this thesis uses qualitative methods. Over the years, qualitative 
research has become increasingly common in medical sciences and is a valuable 
complement to quantitative studies.78,79 Qualitative research is designed to gain 
detailed insight into underlying reasons and beliefs, to understand why, how, and 
what it is that influences a given process. It aims at developing concepts or theory 
rather than at verification, as is the case in quantitative research. Qualitative 
data analysis is interpretive rather than statistical and is presented in narrative 
style. Thus, qualitative research can provide knowledge that cannot be captured 
in quantitative research.80–85 Quantitative designs could, for example, aim to 
provide answers in terms of frequencies or to verifying answers. In our research 
we looked for in-depth knowledge in as wide a range as possible to capture 
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different perspectives rather than findings that are generalizable to the average 
person in one group.

A frequently-used way of data collection in qualitative studies is to conduct 
interviews with participants in their usual surroundings.86 The data we present 
in this thesis were collected by means of semi-structured interviews with children 
in their own home. The children’s own stories formed the basis for developing 
hypotheses and concepts. Recruitment of the participants aimed at maximum 
variation sampling. Rather than aiming for numerical representativeness, this 
method seeks to include as wide a range as possible of participants belonging to 
a specific group, both in terms of (illness) experiences and socio-demographic 
variables.87,88 Data collection aimed for saturation, meaning that collection 
continued until a reliable sense of exhaustion and a variety of themes were 
captured in the data.84,86,89

The interviews were transcribed verbatim by a professional company, coded by 
using Atlas.ti software and thematically analyzed following a grounded theory 
approach. In this approach, theory is derived from the data and systematically 
collected and analyzed in an iterative process during which data collection 
and analysis take place in parallel.90,91 We chose the constructivist grounded 
theory approach, as introduced by Kathy Charmaz, which views reality s as 
being interpretative and relative to social situations and the interactions of the 
individuals involved, which includes participants and researchers.92–94 Multiple 
datasets were developed, (re)used, and combined to analyze children’s experiences 
of participating in medical research. We performed an amplified analysis for 
the purpose of enlarging our dataset to explore the child-doctor relationship 
and the vulnerability of children who participated in medical research in more 
detail.95

Interview study in the United Kingdom
The data presented on the Health Talk website was based on scientific research 
collected mostly by the Health Experience Research Group (HERG) at Oxford 
University’s Nuffield Department of Primary Care Health Sciences in the UK. 
The young people who were interviewed were between 10 and 23 years of age. 
They had all been invited to participate in medical research, some as patients, 
others as healthy volunteers. The interviews were transcribed verbatim. Although 
the data were analyzed provisionally and placed on the Health Talk website2 the 
interviews had not been subjected to thorough scientific analysis. We undertook 
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to perform such an analysis of the interview data and report the outcomes in 
Chapters 2, 3, and 4.

Interview study in the Netherlands
We set up a Dutch interview study according to the methodology developed by 
HERG that had also been used to collect the UK data. We drew up a topic guide 
based on the UK dataset that we consulted while performing the interviews. The 
main topics included reasons for participating or not, the information supplied, 
and considerations that influenced decision-making including feeling obliged 
to take part to help their doctor, experiences during participation, involvement 
of doctors and parents, and children’s recommendations on how to improve 
their experience. Notes were taken after the interview to record any noteworthy 
statements or contextual aspects that could be useful in the early stage of 
analysis and to inform about changes necessary to the topic guide. Altogether, 
we interviewed 23 children between the age of 9 and 18 years old. The age limits 
were based on research by Hein and colleagues who showed that the minimum 
age for competent decision-making lies around nine years, with an optimal cutoff 
age of 10.4 years old.96 The upper limit of 18 years was chosen because at the onset 
of the research for this thesis 18 was the age at which young people could decide 
for themselves whether they would participate or not. Participants included 
children who had been asked to participate in medical research and who had 
either consented or had declined to take part. Children who were participating 
in a study were eligible for an interview if at least 75% of the study had been 
completed to make sure they could reflect on their experiences. If the study they 
had participated in had already ended, they could be interviewed up to a year 
afterwards. The studies described in Chapters 3 and 4 are based on these data, 
combined with the dataset from the UK in an amplified analysis. The Dutch data 
were also used for the study presented in Chapter 5.

Children as co-researchers
In qualitative research one should be cautious about interpretation bias in 
the data analysis. Qualitative research has a subjective component that makes 
reflexivity an important aspect.80 Qualitative researchers should adopt a self-
critical stance regarding the influence of their own values and biases that stem 
from their cultural, political, and social background.82 Children might interpret 
the voices of their peers differently and they might emphasize different aspects 
compared to adults, because children have different life experiences and social 
situations. Therefore, we asked children to help us analyze the Dutch interview 
data to strengthen our analysis. Given the lack of descriptive literature on how 
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to involve children in the analysis stage of research, we did some pioneering. The 
result was a two-phase method. This method aimed at limiting preselection of 
data by adults by asking children to help identify themes from the original data 
before we explored these themes in more detail. It also addressed issues related 
to time investment. The first phase consisted of one-on-one sessions, while the 
second phase entailed group meetings. We report on this method and evaluate 
the process of involvement in Chapter 5.

Outline of this thesis

Chapter 2 provides an overview of young people’s experiences of taking part in 
clinical trials in the UK. We explored the reasons of children and young adults 
to participate in clinical trials, as well as the lessons they learned from taking 
part and any recommendations they had for researchers.

“I thought about it for a couple of days and then I decided that I wanted to do 
it. And I wanted to do this trial because it was the first trial that I’d ever done 
including, for diabetes. And to me, I felt like because I didn’t have a good time 
to begin with doing it, I wanted to help other people. And if this was one way 
that I could help them in the future, I wanted to do that. …And I also thought 
that if I did the trial, I might feel better about myself and better about having 
this illness, kind of disease kind of thing.” (Girl, 15 years old)

Chapter 3 provides insight into the child-doctor relationships in pediatric 
research in the Netherlands and the UK.

“Well, I was in touch with my doctor for a couple of weeks before diagnosis. 
So yes, I did see [the doctor] as a confidant, someone who knows what he was 
talking about. So, when he asked me that question, it didn’t feel strange at all to 
me. I actually experienced it as pleasant. If two strangers stood at my bedside, 
asking if I wanted to participate in research, that would maybe, um, be a little 
bit more confusing. So, I thought…. Um, it was kind of nice that he asked me.” 
(Boy, 17 years old)

“I think that is just normal, like… I think it is kind of, like yes, you can give 
something back. Yes, I don’t know exactly how to say it, but I think it is just 
super cool that you can say thank you in this way, but that you can really give 
it back. And that you see like yes, this is me. And yes, the doctor would say that 
is cool too.” (Boy, 13 years old)
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Chapter 4 explores how children perceive what makes them feel safe and 
supported while they participate in medical research.

“That [researchers] will look at them. That instead of ‘a research project is 
performed on number 104’, it will really be oriented towards that person. Look, 
let’s say that person finds it a bit scary, then you should spend more time on 
this child, like that. So, I just hope that this will be implemented because of the 
advice I gave, I think that is important.” (Girl, 16 years old)

Chapter 5 reports on our two-phase method for involving children in the 
analysis of qualitative interviews. In addition, we reflect on the process from the 
perspectives of adult and child researchers alike.

“I thought it could be fun and I had never done such a thing before, and I like 
to help people, and perhaps I want to become a doctor in the future so I thought 
it would be fantastic!” (Girl, 11 years old)

“It actually felt a bit like I was a researcher myself” (Girl, 11 years old)

Chapter 6 is a general discussion in which we provide an overview of important 
findings in the context of existing literature, we consider strengths and limitations 
of the research presented in this thesis, and we point out implications for clinical 
research practice and for future research.
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“I thought about it for a couple of days and then I decided that I wanted to do 
it. And I wanted to do this trial because it was the first trial that I’d ever done 
including, for diabetes. And to me, I felt like because I didn’t have a good time to 
begin with doing it, I wanted to help other people. And if this was one way that I 
could help them in the future, I wanted to do that. …And I also thought that if I 
did the trial, I might feel better about myself and better about having this illness, 
kind of disease kind of thing.” 
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Abstract

Given the lack of knowledge about safety and efficacy of many treatments for 
children, pediatric clinical trials are important, but recruitment for pediatric 
research is difficult. Little is known about children’s perspective on participating 
in trials. The purpose of this study was to understand the experiences and 
motivations of young people who took part in clinical trials. This is a qualitative 
interview study of 25 young people aged 10–23 who were invited to take part 
in clinical trials. Interviews were audio or video recorded and analyzed using 
framework analysis. Young peoples’ motivations were both personal benefit and 
helping others. Both incentives appeared to be more complex than expected. We 
introduce the terms “network of exchange” and “intergenerational solidarity” 
to describe these motivations. To improve recruitment, professionals should be 
more open about research opportunities, provide better information, and give 
young people feedback after the trial has ended.
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Young people’s reasons for taking part

Introduction

Clinical trials are essential for producing evidence regarding effectiveness and 
improvement of health care interventions. Like adults, children and young 
people have the right to receive the highest attainable standard of health care, 
but there is a lack of knowledge about safety and efficacy of many treatments 
given to children. Currently, more than half of the medicines used in children 
are only tested in adults or not tested at all.1,2 Children differ from adults in their 
physiological, developmental, psychological, and pharmacological characteristics. 
Also, some conditions are unique to children and cannot be studied in adults.3-5 
Therefore, clinical trials with children are of the utmost importance.

Recruitment of children for clinical trials is difficult because they are vulnerable.6-7 
Possible harm may have a greater impact on children in comparison to adults (i.e., 
taking blood samples). There is debate about whether children may be exposed 
to such risks, and if so, what level of risk would be acceptable. In addition, there 
is uncertainty about the age at which children are capable of fully understanding 
information. Therefore, they cannot give informed consent. This raises the 
question of whether their autonomy can be respected by letting them participate 
in clinical trials.8 Because children are unable to give fully informed consent, 
they rely on the decisions made by their parents or guardians. Children should 
be informed about all important aspects of the trial in a way they understand. 
If possible, children must be asked whether they agree with taking part, also 
called giving assent.6-9 Children’s ability to provide assent depends on their 
development, both emotionally and cognitively. This varies across and between 
age groups. There is an ongoing debate about at what age and to what extent 
children should be involved in the decision-making process.10,11 It is not clear at 
what age transition to adulthood occurs.12 The UK Government’s Children and 
Young People’s Health Outcomes Forum recommends that data on adolescence 
be presented in the age bands 10–14, 15–19, and 20–24 years, while the World 
Health Organization (WHO) uses ages of 10– 19 years for adolescence.13,14 
Giedd found that cognitive development can continue until the age of 25 years, 
suggesting that the transition age to maturity greatly exceeds the age of 19.15 
This unclearness translates in different regulations for participation in research 
of young people. Whereas, for example, in the United Kingdom 16 years is the 
limit for giving individual consent, in the Netherlands it is 18.

Professionals are concerned about therapeutic misconception. When there is 
lack of proper informed consent, this misconception may occur. It refers to 
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participants’ misunderstanding that the purpose of the study is to bene-fit them, 
while the primary purpose is to obtain scientific knowledge. Then participants 
focus on the benefits and may forget the potential harms involved in a study.16,17

Research benefits are often related to health outcome, for example, by receiving 
better treatment or prevention of illness. This includes both personal benefit 
and benefit for future patients. Research benefits may also contribute to patients’ 
quality of life by factors such as providing a different route of drug administration, 
or reduced treatment duration.18 Many studies have investigated why parents 
enroll their child in medical research.19 Hope for improvement of their child’s 
health condition is one of the main motivators.20-24

It is of great importance that children be heard. Varma and colleagues found 
that 93.3% of the children in their study thought the research treatment might 
make them better; 86.6% reported they wanted to help others, and the majority 
said that they were convinced because their parents or doctors wanted them to 
enroll.24 Chappuy and colleagues reported that all children in their study who 
were involved in the decision to take part mentioned receiving the best available 
treatments or, to a lesser extent, learning more about their disease as reason 
to take part.25 These studies had a predominantly quantitative approach and 
analyzed experiences of participants mainly in terms of frequencies. The overall 
aim of our qualitative study, part of the Youth Health Talk studies, was to explore 
children’s and young people’s experiences of taking part in clinical trials and 
other medical research, including how they felt about the information they were 
given, why they agreed (or not) with taking part, what it was like actually being 
in a study, and their level of understanding about the research methods and 
aims.26 This study focuses on the narratives told by the children and young people 
themselves. To cover as wide a range of experiences as possible, we recruited 
young people between the ages of 10 and 25 years.

Methods

Recruitment and sampling
Primary data collection was performed by the Health Experiences Research 
Group (HERG) at the University of Oxford. The study was approved by Berkshire 
Research Ethics Committee (09/H0505/66). Participants were approached 
through national research networks including Medicines for Children Research 
Network (MCRN), support organizations, media advertising, and word of mouth. 
Potential participants were given an information pack that included a reply slip 
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to state that they were happy to be approached by the researcher. An advisory 
panel was set up including young people and parents, researchers, clinicians 
from a range of disciplines, and representatives from the funding body. This 
panel advised on methods, including selection and recruitment of participants. 
Recruitment aimed for a maximum-variation sample.27 This method is designed 
to represent as broad as possible a range of experiences, rather than aiming 
for numerical representativeness. The data obtained were used to contribute 
to the Youth Health Talk website (http://www.healthtalk. org/young-peoples-
experiences). This is a website about young people’s real-life experiences of 
health and illness. It is part of the wider Health Talk website (http://www. 
healthtalk.org). Health Talk is a site based on qualitative interview research into 
people’s experiences of health and illness. Summarized findings are presented 
in accessible language and illustrated by video, audio, and written extracts from 
the interviews. The aim is to offer practical information and emotional support 
for people and their families, and insights for clinical professionals. The web-site 
comes from a unique partnership between a charity (DIPEx) and HERG at The 
University of Oxford’s Nuffield Department of Primary Care Health Sciences.

Participants in the primary study for the Youth Health Talk website were 32 
children and young adults in the United Kingdom aged between 10 and 23 years 
who had been invited to take part in clinical trials and other forms of medical 
research. All Youth Health Talk studies recruit young people between the ages of 
10 and 25 years, thus including transition to adult care and young adulthood.

It is worth noting that young people themselves were not always sure whether 
the study they took part in was a clinical trial or some other form of medical 
research. For this article, the analysis focuses only on the subset of 25 young 
people who we could determine with certainty from their transcript had been 
invited to take part in a clinical trial. The sample included healthy volunteers as 
well as young people with particular health conditions, including both serious 
and relatively minor illnesses and conditions. Some participants had taken part 
in more than one trial, one had decided not to take part, and one decided to 
withdraw from the trial she was involved in. We decided to include all these 
participants because they all thought about whether to take part in a clinical 
trial. This was our main focus point. Participants belonged to different ethnic 
communities in the United Kingdom. Most of them were still at school, but a 
few of the older participants were working or attending a university. Table 1 is an 
outline of the patient characteristics and the trial they took part in.

2
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Informed consent
Young people aged 16 years and over were asked to sign an informed consent 
form. Young people under the age of 16 years of age needed a legal guardian 
who could give consent but were asked to sign an assent form. Participants 
were informed about the website and the research. Separate leaflets for different 
age groups were developed. The age groups were 10–15 and 16–25 years of age. 
Before the interview started, the Youth Health Talk website was demonstrated 
to participants to explain how clips from their interviews might be used. The 
interviews were either video or audio recorded and fully transcribed. The 
transcripts were returned to the participants in order to check and remove any 
sections they wished not to be used. For participants aged 10–15 years transcripts 
were reviewed by parents as well. In this way, informed consent was sought in 
two stages, before and after the interview took place.

Data collection and analysis
Semistructured interviews were conducted by researchers from HERG in Oxford, 
UK. Participants were interviewed at home. Experienced qualitative researchers, 
specialized in interviewing young people, collected the interviews, using a 
narrative approach.28 With these methods, an oral history of each young person’s 
experience of taking part in a clinical trial was collected. Supplementary questions 
included how and why the decision to take part was made, what participants 
knew about the elements of informed consent (such as study purpose, methods, 
risk, the right to withdraw), what it was like taking part, and whether they had 
any advice for professionals running trials or children considering taking part.

HERG researchers LP and LL undertook a first coding and analysis of the 
complete set of interviews. Summaries of themes from the interviews were 
produced for the Youth Health Talk website, and reviewed by the advisory 
panel. A secondary framework analysis29 was performed at the University of 
Groningen by ML, supervised by EM, and with advisory input from LL. This 
framework approach involved initial identifying of themes, synthesizing data by 
refining these themes, and development of theoretical concepts and associations 
between the themes. Our initial themes were “informed consent,” “facing risks 
and burden,” “reasons for participating,” “advice,” and “other remarks.” These 
topics were chosen inductively after reading and discussing three interviews in 
order to find recurring and interesting themes. The themes produced for the 
website did not influence the choice of themes for the secondary analysis. In order 
to ensure our participants’ experiences were accurately interpreted, we reflected 
on the original data after development of the theoretical concepts. All authors 
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have contributed to reflection on the emerging findings and the preparation of 
the final article.

Results

The most notable finding from the analysis was the degree of variety of motivations 
that the young people expressed. They often mentioned a combination of personal 
benefit and helping others as their reasons for taking part in a clinical trial, but 
in a few cases these occurred separately from each other. We found differences 
between personal benefit considered as an incentive for taking part, and personal 
benefit, like restoring self-esteem, which the participants noted after participation. 
Table 2 summarizes young people’s reasons for taking part in clinical trials. Apart 
from personal benefit and helping others, the young people had several messages 
to professionals about recruitment and trial participation.

Table 2. Reasons young people gave to take part in clinical trials

Personal benefit Helping others

Improving health condition/situation
  Access to new treatment
  Getting access to medicines not yet available
  on the NHS
  Less painful/other way of getting treatment
  More understanding of disease
  Dealing with or acceptance of disease
  Getting closer care
Missing a day of school/having a nice day out
Feeling special/important
Enriching personal life
(Financial) reward

Helping future patients
  Improvement of treatment options
  Preventing illness
  Managing their disease
  Having more understanding of their condition
Helping parents – to have more understanding
Helping their doctors in return for the good care 
they received
Moral duty
To acknowledge contribution made by past 
generations to research

Personal benefit
Nearly all participants who reported self-benefit as a motivation for taking part 
hoped for improvement of their health situation. They mentioned a broad range 
of ways for improving their health. Three main themes that were expressed are 
access to other or better treatment options, improvement of understanding of 
their disease, and get-ting closer attention and monitoring from professional 
caregivers. In addition, participants talked about whether getting a (financial) 
reward was one of their reasons for taking part.

2
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Health benefit—access to other or better treatment options
Young people mentioned that taking part in clinical trials was a possible way to 
have access to other treatment options. For example, one boy with polyarthritis 
took part in a clinical trial to get another way of administering a drug instead of 
the weekly injections. He described his motivation:

“Because the needle just made me sick and sometimes I just didn’t want it” 
(YPCT 12, 5) and “I didn’t want to have the needles anymore because [um] it 
was making me angry at my mum a lot and it was making me a bit sad as well” 
(YPCT12, 7)

Another way the young people hoped to obtain health benefit from participating 
in a clinical trial was to receive medicines that would otherwise not be available to 
them. Some participants took part because they wanted to get a certain medicine 
approved or wanted to get access to new or expensive drugs that were not yet 
routinely available through the UK National Health Service (NHS). Some people 
also mentioned they had the opportunity to stay on the new drug after finishing 
the trial.

Health benefit—improved understanding of their disease
Another predominant theme that the participants reported was getting a better 
understanding of their disease. Regardless what type of trial, they learned from 
the experience. For most of them this was not an incentive to take part, but more 
a positive side effect they gained from participating in a clinical trial. One girl 
explained that she hoped that taking part would also help her come to terms 
with her disease. The interviewer asked her whether she thought that, at the 
time she was making the decision to participate, the trial might help her. She 
responded:

“Yes, yes, I thought that would help me. And I also thought that if I did the trial 
I might feel better about myself and better about having this illness, kind of 
disease kind of thing. I didn’t like it.” (YPCT25, 5–6)

This suggestion of “feel[ing] better about myself” implies that trial participation 
was partly about restoring her self-esteem and reestablishing a sense of control.

Health benefit—more and better bare
A third theme emerging from the analysis was young people’s belief that they 
would get more attentive care. The participants mentioned feeling reassured 
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that they would be intensively monitored and that any new problems would be 
detected early as an important indirect form of health benefit. Closer contact with 
physicians and care from an expert medical team were also reasons for them to 
take part in a clinical trial. All participants said there was always someone to 
contact if there were any problems or in case they had questions.

In many cases, they had both a phone number to call or send a text message to, 
and an e-mail address to reach one of the researchers. A few participants reported 
that getting more attentive care and monitoring was more an incentive for their 
parents than for themselves.

Receiving a (financial) reward
Some participants mentioned getting a reward at the end of the trial. This reward 
was mostly a voucher or other form of payment, but was occasionally a small 
gift such as a magazine. Only two participants mentioned financial reward 
as being something of an incentive for taking part. This included one person 
involved in a randomized placebo controlled drug trial for cystic fibrosis, and 
one person involved in a clinical trial for type 1 diabetes where the participant 
had to complete a questionnaire at each routine clinic visit. Getting a reward did 
not appear to be a very strong motivation, given the fact that the two participants 
said they also would have taken part if it did not include a reward.

Although receiving a reward was not an important reason to take part, 
participants mentioned a reward at the end to be a good thing to know that 
their help is being appreciated. They also noted that a reward can help recruit 
participants, because other young people might be motivated by money. However, 
some mentioned that payment might encourage people to take part for the 
wrong reasons or was not necessary. One of the participants (age 15 years), who 
participated in a clinical trial for type 1 diabetes said:

“I think people should do it just out of the good of their own heart really because, 
I mean a payment, it’s just, because it’s helping yourself really and helping other 
people.... It’s not about money, yes. It’s about helping people get better and get 
over things that it’s hard to get over like long-term illnesses. So, no, I don’t think 
payment is really necessary for research.” (YPCT11, 22)

Another participant (age 12 years) who declined to take part in a drug trial for 
acute lymphoblastic leukemia, also said payment was not important. However, 
she said that it might depend on the type of trial:

2
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“Because this drug could change your life isn’t that payment enough? This drug 
could change everything for the better and surely that is enough, I know like with 
things like acne trials and stuff that’s different then yes payment is a good idea 
because children will be more reluctant to take part but when it comes to serious 
trials like this I don’t think there should be payment in that.” (YPCT 19, 48)

“With serious trials like chemotherapy and protocols or any other serious illness 
I don’t think payment is needed. Because it is basically saying that this drug 
could change your life and make you so much better so surely that is payment 
enough.” (YPCT19, 49)

Positive experiences during or after taking part in a clinical trial
Participants mentioned that during or after the trial they noticed other forms of 
personal benefit. These benefits were not originally what motivated them, but they 
do con-tribute to a positive attitude toward participation in clinical trials. Almost 
all young people said they would be willing to take part in a similar trial again.

Some were very excited after making the decision, thought the tests were fun to 
do, or were interested in science. By participating in a clinical trial, young people 
experienced a better understanding of their disease and they experienced a sense 
of personal enrichment.

They learned a lot about themselves and gained more confidence. Being part 
of a trial made them feel good, knowing that they were helping other people. It 
enabled them to integrate their own experiences in a wider context:

“I think it’s made me like a bit more considerate because I could have a lot more 
serious illness and I could be on like twenty tablets a day but I’m not and I should 
be like grateful for that really.” (YPCT15, 70)

“You kind of feel like, the reason, because you’ve got this like horrible thing, 
you’re actually doing something good for, you’re doing something good for it. 
And it’s kind of, you kind of think better about it than what you did. Because I 
used to, I used to, “I hate it.” But because of doing the trials I’ve, I’ve learnt to 
accept it so much better than I think I would have done if I didn’t do the trials.” 
(YPCT25, 29–30)
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“Well I’ve tried describing it to my friends and just like it’s quite nice going up 
and being part of something quite big and only a few people involved, it’s quite 
nice and you can just, it’s nice just going up somewhere.” (YPCT17, 37)

Helping others
While helping others was mostly reported in combination with personal benefit, 
a few participants talked about help-ing others as their only or key motivation 
to take part. By “others,” many participants meant future patients. One boy 
mentioned specifically that he wanted to help a friend who had just been 
diagnosed, and one mentioned wanting to help parents of future patients. Several 
young people also reported wanting to help their doctors. In addition, they 
experienced a feeling of moral duty, and acknowledgment of the contribution 
made by past generations. These themes could be summarized with the concept 
of a “network of exchange.”

Helping future patients or parents
Depending on the type of trial, several ways of helping future patients were 
mentioned. These include improvement of treatment options in drug trials 
or preventing ill-ness in vaccine trials. Participants said they wanted to help 
other patients dealing with their disease. Some wanted to help others have more 
understanding of their illness. They were enrolled in trials about different ways of 
giving young people information about their condition, or different approaches 
to supporting self-management.

“I thought about it for a couple of days and then I decided that I wanted to do 
it. And I wanted to do this trial because it was the first trial that I’d ever done 
including, for diabetes. And to me, I felt like because I didn’t have a good time to 
begin with doing it, I wanted to help other people. And if this was one way that 
I could help them in the future, I wanted to do that.” (YPCT25, 5)

One participant mentioned the benefit for parents. This boy, aged 13, took part 
in a randomized trial on the management of type 1 diabetes in young people. 
He explained the importance of parents recognizing symptoms when their child 
has a low blood sugar level:

“If there were younger people, then you get the parents to help them with it. And 
like there, they could say, “Do you feel shaky when, when you’re low?” And they’ll 
say, “Yes.” And then if they’re like, the kid’s like sweating a lot, because some-
times you do when you’re low, they would know. Because if you were young, like 

2
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you couldn’t really explain because you wouldn’t know that many like feelings 
and words and every-thing and you wouldn’t know the symptoms properly, but 
your parents would. So it would help your parents as well.” (YPCT07, 11)

Helping doctors and owing society
Participants wanted to be able to do something in return for what they received 
from others. Some participants saw their participation as a way of helping their 
doctors in exchange for their good care.

This reciprocity also emerged in the feeling of moral duty that was reported. 
They felt they owed something to both past and future patients. Participants 
acknowledged the need for clinical trials for the development of health care. The 
fact that it can only be carried out with help of patients with the particular illness 
encouraged them to take part for their future community of patients. Even one 
girl who decided not to take part said:

“I think you have to take the next step for the next generation. And you have to 
be able to understand and that you could change millions of children’s lives in 
the future and whether that is worth taking your risk on your own.” (YPCT19, 
50)

One participant, age 22 years, had taken part in several clinical trials since he was 
young. He explained how he realized he benefited from past research and felt a 
desire to give something back. This is an example of intermingled motivation of 
helping others and helping oneself:

“But as I grew older I began to realize the importance of medical research and 
clinical trials to directly benefit me. And when developing that point of view I 
saw how important it was that I had taken part in these trials and also it gave 
me the motivation to want to carry on in taking part in them. Particularly when 
I think that the difference in the quality of life for people with cystic fibrosis now 
as opposed to when I was born is vastly different and so much better and solely 
due to medical research. And so I feel that because I’d benefitted from it then in 
a way I owe something back, you know, to future generations to help in whatever 
way I can.” (YPCT05, 1–2)

Young people’s recommendations
A very clear message young people gave was that professionals should do more 
clinical trials with children and make children aware of research opportunities. 
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Some participants mentioned that they had wanted to take part in clinical trials 
before, but were never offered the chance. Therefore, they said, it would be 
nice to have a protected website where young people can show their interest in 
participating in clinical trials and professionals can give details about research 
that is going on. To give young people examples, they should provide information 
about research that has been per-formed in the past. Such a website could also 
give young people the opportunity to come in contact with other young people 
who took part in the same or a similar trial to share their experiences. Other 
suggestions for improving recruitment were to get young people interested in the 
aim of the study, and to use patient support groups for recruitment. The third 
important message the young people had for professionals was to let participants 
know that they have helped. Many of them did not know the results of the trial 
they took part in, but would like to. One participant said it was important to give 
people feedback about the trial as soon as possible, and perhaps not to wait until 
after formal publication has been completed because that can be a long time. 
Another participant noted the fact that as a patient you might not have access to 
results published in medical journals anyway.

Discussion

This study gives a better understanding of young people’s experiences with 
participation in clinical trials. Where quantitative studies are often biased by 
preliminary conceptualizations, this qualitative study provides a much wider 
picture because the participants themselves came up with relevant themes 
regarding their experience. We first address the professionals concerns about 
the therapeutic misconception. It is thought to compromise parents’ and young 
people’s capacity for decision making and their ability to analyze the risk-benefit 
ratio. The notion of therapeutic misconception, however, does not capture the 
narratives of our participants entirely. The concept of therapeutic optimism 
might provide a more accurate understanding of their experiences. Woods and 
colleagues identified two forms of hope, or the so-called “blind optimism,” that 
may play a significant role regarding therapeutic misconception. One is the blind 
optimism that exists when parents’ hope for a treatment for their ill child is 
irrational and becomes a kind of self-deception. This form has the potential to 
feed a serious misconception and should be distinguished from a form of hope 
that does not result in despair.30 Horng and Grady used the term “therapeutic 
optimism” for this and described it as a positive attitude toward coping with 
illness. It refers to hope for the best outcome, rather than conflating research with 
clinical care (therapeutic misconception) or a misunderstanding of the possible 
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benefits relative to the possible risks or burden (therapeutic misestimating). This 
therapeutic optimism is tolerable because it does not compromise a person’s 
autonomy to decide whether to take part in a clinical trial.31 Although research 
elements may not always be fully understood by our participants, participants 
showed in several ways that they were aware of the fact that the research may 
not benefit themselves. Some of them explained that the trial would not help 
them improve their health condition. They realized the possibility of being in a 
control group and receiving the standard treatment. Using the terminology of 
therapeutic misconception might underestimate the autonomy of participants. 
Therapeutic optimism might do more justice to the decision-making process of 
people considering participating in research. Researchers have the responsibility 
to properly inform young people and their parents about the uncertainties 
associated with being in a trial and its possible risks, but information about 
possible benefits should also be given. These benefits include much more than 
direct health benefit and may be experienced both during and after taking part, 
for example, learning more about their disease, restoring their self-esteem, and 
having a sense of control after being diagnosed with an illness. Trial participation 
may also mean closer monitoring and care by a highly specialized team. Young 
people held the view that taking part in a clinical trial made them feel special, 
and that it could enrich their personal life in various ways. We are aware of the 
fact that we are reliant on self-report in this interview study, and we bear in mind 
that all narrative accounts are constructed to create personal meaning, rather 
than being a “true” account.

While some studies concluded that children mainly take part in clinical trials 
because of hope for personal (therapeutic) benefit, our participants often showed 
a combination of personal benefit and helping others as their motivation for 
taking part. For example, Susman and colleagues concluded that “being cured is 
the primary issue that obscures all other scientific issues.” They also found that 
not many children understood about the benefit that trials gain for others.32 In 
contrast, we found that nearly all young people were aware of the fact the trial 
aimed to help medical science and thereby future patients. A few participants 
said they didn’t mind that the trial was not benefiting them at the moment, but 
they wanted to do it for other patients. There seems to be an altruistic motivation. 
Altruism is often opposed to “egoism.” Some people believe there is a common 
tendency of humans to see themselves as the center of the world.33 If this is the 
case, doing something simply for the benefit of others is not possible. However, 
people are dependent on each other and do act for the benefit of the other.34
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In this research we see that participants express altruism as motive and intention 
for their action. We refer to the form of altruism as “psychological altruism.” 
According to Batson, this is “a motivational state with the ultimate goal of 
increasing another’s welfare”.35 While many defend that this aim should be 
pursued “for its own sake”,36 Schramme argues that altruism based on an ultimate 
goal asks for a purity that does not exist in the real world, because there is always 
some personal gain involved. Altruism is about the welfare of others, but does 
not necessarily exclude self-interested desires. Schramme distinguishes between 
egoism and self-interest and describes altruism as “people act altruistically if they 
identify with their behavior”.34p2 In this sense a young person can participate in 
a clinical trial because he wants to identify himself as a person who reciprocates 
the efforts of previous generations of patients in making a contribution for future 
patients. Given the complexity of the notion of altruism, we suggest that “network 
of exchange” and “intergenerational solidarity” better describe the diversity in 
motivations the respondents reported. Young people wanted to do something 
back for their doctors for the good care they received. They reported a feeling of 
moral duty: to acknowledge the contribution made by past generations, and a 
sense of owing it to future patients. They wanted to help future patients and their 
parents to improve treatments options, manage their disease, and to have more 
understanding of their condition. Young people realized that future patients need 
them just as they have benefited from patients in past research. This latter can be 
referred to as “intergenerational solidarity.”

Implications for practitioners
We have some recommendations to possibly improve recruitment of young 
people for clinical trials. First, practitioners should be aware of young people’s 
willingness to take part in clinical trials. The most notable message our 
participants had for professionals was to do more clinical trials. They would 
like to be offered more opportunities to learn from the research and to help 
improve health care for themselves and future patients. Shilling and colleagues 
found that parents, even if they declined to let their child take part in a clinical 
trial, mentioned the value of research. While practitioners showed concerns that 
parents might be overburdened, some parents saw participation as an exciting 
opportunity.37 Both children and parents seem to be more positive about being 
approached for participation in clinical trials than researchers anticipate.

Another strategy might be for practitioners to engage young people in the 
information process. Young people want to be encouraged to be involved in the 
process of informed consent. It is important that they speak to the child and 
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not only to the parents. Practitioners can actively provide young people with 
and involve them in information about the trial, and encourage them to ask 
questions and give input. The information should not be restricted to the required 
information about the research elements. Being open about the risks is important, 
but young people should also get an idea of how participation in research can 
affect their life in a positive way. It would be good to develop a website where 
young people may come in con-tact with each other. On such a website, further 
information should be provided for parents and their children on research that is 
going on and research that has been per-formed in the past. Young people in our 
study said they had not always been offered a chance to participate in a clinical 
trial. Practitioners could cooperate more with patient organizations in order to 
achieve better recruitment.

Third, practitioners should let young people know they have helped. Young people 
in our study were curious about the results, but mostly did not know whether and 
when they would receive any. They said a small gift or financial reward may be 
good to make participants feel that they are appreciated. However, when payment 
becomes an incentive to take part rather than a fair compensation, it may cause 
some problems. It may unduly influence participation by reducing interest in 
understanding risks and burden, and it may encourage misrepresentation.38 
Therefore, perhaps a small gift at the end of the trial without focusing on it in 
advance may be best.

Study limitations and need for further research
Young people participating in this study were not always clear about the type 
of research they were involved in. Featherstone and Donovan concluded that 
adults had problems with understanding the trial they were involved in, and 
with respect to their treatment allocation.39 Young people in this study also found 
difficulties describing what trial they were involved in. This might be due to lack 
of explanation by the researchers, but it may also be that young people are just 
not that interested. Taking this into consideration, in some cases it was hard to 
decide whether we had to include or exclude a potential participant.

Considering the fact that participants knew in advance that the results would be 
published on a public website, this may have influenced their responses. However, 
they could be completely anonymous (text only) if they wished. In addition, we 
think that young people may be less troubled about visibility on social media 
than adults. The young people in our study were remarkably frank about their 
experiences.
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Our participants seemed to be very mature and well able to express themselves. 
Young people who participate in interview studies probably are more motivated 
to speak, and more positive about their participation in clinical trials. It may 
be that they tend to be more mature anyway, or interested in science. This is an 
inevitable difficulty in recruiting for interview studies.

In our study we included only one participant who declined to take part, and one 
participant who withdrew. Hoberman and colleagues found several influencing 
factors for parents who consented for their child to participate in clinical research 
compared with parents who did not consent,40 but further studies are needed to 
explore these differences in children and young people themselves.

Qualitative research based on purposive maximum variation sampling cannot 
provide information about statistical significance of particular motivations 
mentioned by the participants. However, our study adds new evidence of young 
people’s personal motivations and their experiences with participation in clinical 
trials. We provide an overview of experiences from young people with different 
illnesses, severity of their condition, and a wide range of ages. Further research 
is needed to obtain qualitative data on motivations and experiences of young 
people in different groups, based on illness severity. In addition, to get an even 
more detailed and nuanced picture, a comparison between different age groups 
should be made. Such studies should also involve young people’s parents in order 
to make a proper comparison between their motivations.

Conclusion

Our understanding of young people’s experiences of participation in clinical trials 
has deepened. Young people’s reasons for taking part included both personal 
benefit and helping others. These categories were more complex than expected. 
Regarding personal benefit, young people’s experiences covered a wide range 
of interwoven motivations, which include much more than just health benefit. 
Participation also contributed to enrichment of their personal life and dealing 
with their disease. The young people felt special and acquired more confidence. 
Receiving a financial reward was not very important to them.

Our participants wanted to help future patients, parents, and their doctors. 
In addition, they experienced a feeling of moral duty and acknowledged the 
contribution made by past generations. For helping others in general, we 
introduced the term “network of exchange.” When young people specifically 
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aimed at helping future patients to acknowledge contribution made by patients 
in the past, we referred to “intergenerational solidarity.”

Professionals should not be reluctant to ask young people to participate in clinical 
trials. Young people often welcome the opportunity to contribute to medical 
research and to learn from it. Professionals should also be more open about 
research opportunities and provide better information. In addition, they should 
give young people feedback after the trial has ended. This may lead to better 
recruitment for clinical trials and thereby better health care for children.
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“Well, I was in touch with my doctor for a couple of weeks before diagnosis. So yes,  
I did see [the doctor] as a confidant, someone who knows what he was talking 
about. So, when he asked me that question, it didn’t feel strange at all to me.  
I actually experienced it as pleasant. If two strangers stood at my bedside, asking 
if I wanted to participate in research, that would maybe, um, be a little bit more 
confusing. So, I thought…. Um, it was kind of nice that he asked me.”  

“I think that is just normal, like… I think it is kind of, like yes, you can give 
something back. Yes, I don’t know exactly how to say it, but I think it is just super 
cool that you can say thank you in this way, but that you can really give it back. And 
that you see like yes, this is me. And yes, the doctor would say that is cool too.” 
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Abstract

Background: Children have reported that one reason for participating in research 
is to help their doctor. This is potentially harmful if associated with coercive 
consent but might be beneficial for recruitment. We aimed to explore children’s 
perceptions of the child-doctor relationship in research.

Methods: This is a multicenter qualitative study with semi structured 
interviews performed between 2010-2011 (United Kingdom) and 2017-2019 
(the Netherlands). Interviews took place nationwide at children’s homes. We 
performed a secondary analysis of the two datasets, combining an amplified 
analysis aimed to enlarge our dataset, and a supplementary analysis, which is a 
more in-depth investigation of emergent themes that were not fully addressed 
in the original studies. All participants had been involved in decisions about 
research participation, either as healthy volunteers, or as patients. Recruitment 
was aimed for a purposive maximum variation sample, and continued until data 
saturation occurred. We have studied how children perceived the child-doctor 
relationship in research. Interviews were audiotaped or videotaped, transcribed 
verbatim, and thematically analyzed using Atlas.ti software.

Results: In total, 52 children were recruited aged 9 to 18, 29 in the United 
Kingdom and 23 in the Netherlands. Children’s decision-making depended 
strongly on support by research professionals, both in giving consent and during 
participation. Often, their treating physician was involved in the research process. 
Familiarity and trust were important and related to the extent to which children 
thought doctors understood their situation, were medically competent, showed 
support and care, and gave priority to the individual child’s safety. A trusting 
relationship led to a feeling of mutuality and enhanced children’s confidence. This 
resulted in improving their experiences throughout the entire research process. 
None of the participants reported that they felt compelled to participate in the 
research.

Conclusions: The child-doctor relationship in pediatric research should be 
characterized by familiarity and trust. This does not compromise children’s 
voluntary decision but enhances children’s confidence and might result in a 
feeling of mutuality. By addressing the participation of children as an iterative 
process during which treatment and research go hand in hand, the recruitment 
and participation of children in research can be improved.
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Background

Decision-making in pediatric research is difficult because children are not 
considered capable of giving informed consent themselves.1-3 They do, however, 
have the right to participate in all decisions that concern them.4 Therefore, assent 
is required as a way of affirmative agreement. Children differ in their ability and 
willingness to be involved in decision-making, and this is not solely age-related.5-8 
The extent to which parents involve their child in decision-making depends on 
several factors including age, risk involved in the research, and whether parents 
see involving their child as a parental responsibility.9-12 Children often trust 
their parents to protect, inform, and involve them in decision-making about 
participating in research, and also have confidence in healthcare professionals to 
help them decide.”13 This guidance of parents and doctors is mostly perceived as 
supportive, yet some young people have experienced a feeling of pressure from 
parents, doctors, or both, to take part in research.14-16

In a previous study, we found that young people from the United Kingdom (UK) 
participated in clinical trials for a wide range of reasons relating to personal 
benefit and helping others including their doctors. We introduced this as 
a ‘network of exchange’.17 Helping a doctor as reason to participate could be 
harmful if associated with coercive consent. Relevant guidelines, such as the 
Declaration of Helsinki,2 focus either on the process of obtaining informed 
consent by an independent professional, or on emphasizing the voluntary nature 
of participation.18 Nevertheless, for voluntary consent and understanding of 
the information, children remain at least partly dependent on the clinicians’ 
knowledge and expertise.18

More focus on the researcher-child interaction in the decision-making process 
has been found to be likely to improve children’s perception of research and 
to make it more meaningful.19 Yet little empirical data is available on how the 
relationship between children and doctors influences children in research.20 
We question whether the child’s wish to help the doctor by taking part in 
research could positively influence children’s recruitment and their experience 
of participation without them feeling obliged to participate. Therefore, we 
reanalyzed data from our previous study in the UK17 and expanded the dataset 
with newly obtained data from the Netherlands to further explore the role of the 
child-doctor relationship in pediatric research participation. This will be used to 
further develop our theory of the ‘network of exchange’ in pediatric research.

3
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Methods

Study design, setting, and participants
This is a multicenter study combining two qualitative datasets on young people’s 
experiences in research from the United Kingdom (UK) and the Netherlands. 
The UK data were used in a previous analysis.17 The research teams consisted 
of two social science researchers (Louise Locock and Lesley Powell) from the 
Health Experiences Research Group (HERG) at the University of Oxford, and a 
pediatrician (Eduard Verhagen), ethicist (Els Maeckelberghe), and MD (Malou 
Luchtenberg) all based at University of Groningen, Beatrix Children’s Hospital, 
University Medical Center Groningen (UMCG), the Netherlands.

The UK study was approved by the Berkshire Research Ethics Committee (REC) 
(09/H0505/66). The UMCG’s Medical REC concluded that the Dutch study does 
not fall within the scope of the Medical Research Involving Human Subjects Act 
(M16.192386 2016, May 10th), based on national criteria.21

Participants were approached through national networks, social media 
advertising, word of mouth, and healthcare professionals such as pediatricians. 
Both studies, from which the datasets are derived, aimed for a purposive 
maximum variation sample (designed to reflect the broadest possible range of 
characteristics and experiences)22 in recruitment based on age (UK dataset: 10-25, 
Dutch dataset: 9-18 years), sex, disease or health condition, types of research they 
were invited to, and whether or not they had decided to participate in a study. 
These types of research ranged from randomized controlled trials (studying new 
drugs, other interventions, or ways of providing patient information), to birth 
cohort studies. Children could participate if they were able to express themselves 
in English (UK study) or Dutch (Dutch study). They received information leaflets 
for them and their parents separately. Children from an advisory board had 
been involved in developing the information. In both studies, oral and written 
informed consent was obtained from a parent and assent from the child. Young 
people over the age of 16 signed consent themselves.

Data collection and analysis
We have taken a constructivist grounded theory approach. In this approach, 
introduced by Kathy Charmaz, reality is viewed to be interpretative and relative 
to social situations and interactions of people involved, including participants 
and researchers.23-25 A grounded theory begins with a particular finding and 
works towards generating a theory. It is characterized by an iterative process of 

MalouLuchtenberg_BNW.indd   58MalouLuchtenberg_BNW.indd   58 17-11-2020   11:32:3017-11-2020   11:32:30



59

The child-doctor relationship in research

data collection and analysis to elucidate a process.26 Our starting point was the 
finding in our previous study that young people expressed a wish to help or give 
back to their doctors by participating in medical research.17 We went back to 
the UK data and performed a supplementary analysis, which is a more in-depth 
investigation of emergent themes that were not fully addressed in the original 
study.27 Because we wanted to explore children’s experiences from a broader 
perspective as compared to our previous study, we combined the two datasets 
in an amplified analysis aimed to enlarge our dataset, rather than comparing 
the two.27

Both datasets comprised semi structured in depth interviews (30 to 100 minutes) 
with children about their experiences with medical research at their home. 
Primary data from the UK study were collected by researchers from HERG 
from January 2010 to December 2011, and were used to contribute to the Health 
Talk website.28 This is a website about real-life experiences of health and illness. 
The Dutch data were collected consistent with the UK methodology from May 
2017 to January 2019. The interviewers, introduced to participants as researchers 
(LP: PhD, female, UK children, and ML: MD, PhD candidate, female, Dutch 
data), were trained at HERG. The interviewers had no prior relationship with 
the participants, and clarified to them not having influence on their medical 
care. A topic guide, based on the primary UK study17 was created to structure 
the Dutch interviews. The main topics included reasons for (not) participating, 
information and decision-making including feeling obliged to take part to help 
their doctor, experiences during participation, involvement of doctors and 
parents, and children’s advice on how to improve their experience. The topic 
guide is presented in Table 1. Field notes were taken after the interview took 
place, and the topic guide was updated during data collection, which aimed at 
data saturation. All interviews were audiotaped or videotaped, and transcribed 
verbatim. Names of persons and locations were removed from the transcript. 
Transcripts were checked by the interviewer, and returned to the participant to 
check and remove any sections they wished not to be used. In the primary UK 
study, a few sections were removed for the website. These were not included in 
this analysis. The Dutch participants did not remove any sections. We only used 
the transcripts of both datasets for our analysis.

3
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Table 1. Topic guide

Main topics Subtopics for further prompting

Introduction to research Importance of research
By who approached
Circumstances
Healthy volunteer vs patient participant

Information Oral and written information
Other sources of information
Discussing information with others

Reasons for (not) participating Personal benefit
Helping others
Other reasons

Decision-making Who gave consent
Influence of others such as parents and doctor
Voluntary choice

Being in a study Role of health professionals, family, friends
Burden and risks
Benefits
Thinking about withdrawal
Intertwinement with disease
Results
Acknowledgement, reward
Impact on self and others
Maturity
Vulnerability
Future participation

Advices Health professionals
Children
Most important things discussed

Our analysis started while the Dutch data were being collected. ML and EM 
took on the initial coding of the interviews to find how children described the 
relationship with their doctor in different stages of the research process including 
how their doctor’s actions may or may not result in a wish to “give something 
back” to their doctor. After the initial coding, ML performed a more focused 
coding in which emergent themes about the child-doctor relationship including 
the roles children assigned themselves and doctors were analyzed. This was an 
iterative process in which themes were constantly compared to each other to 
find associations between and within the themes. This was supervised by EM 
(UK and Dutch data) and LL (UK data). The findings were discussed regularly 
with the entire research team through face-to-face meetings and by video-
discussions. Differences were resolved through consensus. Atlas.ti software was 
used to help organize and analyze anticipated and emergent themes across the 
two datasets.
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Results

Sample
In total, 52 participants aged 9-18 years were included in this study; 29 from 
the UK, and 23 from the Netherlands. Three participants from the original 
UK dataset had been excluded because they were over 18 to prevent adult 
interpretation of childhood experiences. For the primary UK study, sometimes 
a parent was present at the interview and sat next to his or her child. Sections 
where parents had expressed their views were not included in the analysis. In 
the Dutch study, only in one case a mother sat next to her child during the 
interview. She answered some questions when her child had difficulties to express 
himself due to his medical condition. These answers were only included when 
the mother clarified what her child tried to say. Participant characteristics are 
shown in Table 2.

Table 2. Participant characteristics

Characteristics UK data
Na (%)

Dutch data 
Na (%) Na (%)b

Sex

 Girl 18 (62) 9 (39) 27 (52)

 Boy 11 (38) 14 (61) 25 (48)

Age

 9, 10 years 1 (3) 4 (17) 5 (7)

 11, 12 years 8 (28) 6 (26) 14 (27)

 13, 14 years 8 (28) 9 (39) 17 (33)

 15, 16 years 4 (14) 3 (13) 7 (13)

 17, 18 years 8 (28) 1 (4) 9 (17)

Disease

7 (13)

20 (38)

15 (29)

4 (8)

6 (12)

Acute diseases (Acute Lymphoblastic Leukemia, brain tumor, 
Hodgkin’s lymphoma)

4 (14) 3 (13)

Common chronic diseases (DM1, Crohn’s disease, asthma, 
arthritis, migraines)

13 (45) 7 (30)

Rare chronic diseases (peanut allergy, glycogen storage 
disease, hypophospatic rickets, vasculitis, Lupus, Wegener’s 
granulomatosis, osteogenesis imperfecta, cystic fibrosis, Grave’s 
disease, overlap connective tissue disease, tuberous sclerosis 
complex)

7 (24) 8 (35)

Other health conditions/syndromes (congenital heart condition, 
Prader-Willi Syndrome, restricted growth)

1 (3) 3 (13)

Healthy 4 (14) 2 (7)

3
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Table 2. Continued.

Characteristics UK data
Na (%)

Dutch data 
Na (%) Na (%)b

Participants decided to:

 Participate 27 (93) 19 (83) 46 (90)

 Not participate 1 (3) 3 (13) 4 (8)

 Withdraw 1 (3) 1 (4) 2 (4)

a Number of participants; UK data N = 29, NL data N = 23, total N = 52
b Rounded to nearest whole number

Children’s experiences of their relationship with health professionals in research
We found that health professionals, mostly doctors, play an important role in 
children’s experiences with participation in research, although our participants 
were not always sure what the exact roles were. In some cases, the treating 
physician helped only with recruitment, while in other cases, this physician 
appeared to be one of the doctors from the research team.

Familiarity and trust were reported to be important and related to the extent 
to which children thought doctors understood their situation, were medically 
competent, showed support and care, and gave priority to the individual child’s 
safety. The relationship sometimes ensued in a feeling of mutuality, meaning 
that they wanted to help others or give something back to the doctor specifically, 
and it enhanced children’s confidence, which resulted in improvement of their 
experiences. Children wanted to be acknowledged and they wanted to show 
that they saw themselves not just as patients or participants but also as persons 
who reciprocate. This provides a deeper understanding of the exchange between 
children and health professionals as part of the ‘network of exchange’ which we 
introduced in our previous study.17 Table 3 provides the codes and themes which 
were extracted and which informed our theory.

Trust, familiarity, confidence and mutuality ran through all different stages in 
the research process, which we will present in turn: when children were invited 
and considered research participation; when they made the decision whether 
to participate, and during their participation including looking ahead to future 
participation.

MalouLuchtenberg_BNW.indd   62MalouLuchtenberg_BNW.indd   62 17-11-2020   11:32:3017-11-2020   11:32:30



63

The child-doctor relationship in research

Table 3. The child-doctor relationship in research as a network of exchange

Theory Network of exchange

Themes Familiarity Trust Mutuality Confidence

Roles Professional Child

Treating 
physician

Researcher Research 
team

Person Patient Participant

Codes Having competence
Understanding situation
Giving support and care
Putting child’s individual safety first
Showing confidence in child
Acknowledge child
Being reliable

Being (more) approachable
Feeling comfortable
Gaining confidence
Wanting to help others (voluntarily)
Being (more) open to future research

Invitation and consideration of research
The way children referred to the person who first approached them revealed that 
familiarity and trust were important. When invited to participate in research by 
their own treating physician, children described feeling more open to considering 
the research because they felt at ease and confident because this doctor was 
acquainted with their situation.

“Well, I was in touch with my doctor for a couple of weeks before diagnosis. 
So yes, I did see [the doctor] as a confidant, someone who knows what he was 
talking about. So, when he asked me that question, it didn’t feel strange at all to 
me. I actually experienced it as pleasant. If two strangers stood at my bed side, 
asking if I wanted to participate in research, that would maybe, um, be a little 
bit more confusing. So, I thought…. Um, it was kind of nice that he asked me.” 
(Child01; age 17, took part in RCT for Crohn’s disease treatment)

One girl said it helped that her doctor introduced the researcher who invited 
her to take part. Others reported that a familiar face of someone they had only 
noticed by accident in the hospital helped. They worried more when invited by 
a stranger.

“Just talking to people I didn’t really know. And it was just a bit weird that they 
knew a lot about me, and I didn’t know anything about them. Because I didn’t 
even know any of their names. …Yes, it, like it, the second time I went they 
introduced themselves, but not the first time. So, I was a bit shy.” (Child02; age 
12, took part in RCT for a new drug for arthritis)

3
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Having compassionate people around them was supportive. One participant 
with a chronic disease explained how she believed her longstanding relationship 
resulted in some sort of mutuality. She thought the relationship helped the health 
care professionals to feel confident about inviting her to take part, and it helped 
her in feeling confident to ask questions about the research.

“I think they feel that they were more able to come up to me because they can, 
I’m more approachable. Because they know me very well and I’ve been there a 
long time and they know that I’ll help anything that they need to do. But I think 
they, I think they still would ask anyone, even if they were just new diabetics. 
I don’t think that really had much of an impact. But they were just able to talk 
to me more about it. …I felt more comfortable saying like, I could say what I 
think in front of them and they won’t take anything the wrong way. Or if I need 
to ask questions, no matter how stupid it is, they’ll just answer it.” (Child03; 
age 17, took part in RCT comparing different ways of providing information 
to Type 1 diabetes patients)

Familiarity was important when children considered participation. They often 
discussed their wish to participate or not with their treating physician, even if he 
or she did not have a formal role as researcher. Children felt reassured knowing 
that the doctor would always put their individual safety first. They emphasized 
that for example in randomization, their doctor could always take them off the 
study if their safety was at risk.

“Not really [worried], because like I’m sure they could find out if they really 
needed to, if it was an emergency. …Yes [it helped knowing them], because like 
they’re really nice and friendly and they tell you what they think and what they 
think is best, and like they only do what they think is best.” (Child04; age 13, 
took part in RCT to test a new drug for arthritis)

Decision about taking part
Trust was expressed by some participants as a precondition for taking part.

“…I think if they didn’t, I don’t think, I think if I didn’t trust them or if I felt that 
I couldn’t trust them with whatever I said, I don’t think I would have taken part. 
Because to me, I, trust is a main thing. And if I don’t trust someone then it’s 
just like, “Well, I can’t really say nothing to you.” (Child05; age 15, took part in 
RCT comparing two different types of insulin for Type 1 diabetes patients)
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Whereas a trusting relationship or familiarity with the research team were 
reportedly important to children considering research participation, this alone 
was not necessarily a reason for them to decide to take part. Other considerations, 
such as the type of intervention and burden involved also influenced their 
decision. Some participants reported some influence of their doctor in their 
decision, but that they had never felt compelled.

“No. No no no, not at all. [laughs] No, it is just a question to which you can say 
yes or no and eh, if I say no then it’s not like there’s going to be a letter saying like 
‘please’, you know? No, not at all. No, but I also think that if you’d feel obliged 
then they haven’t told you well, because it shouldn’t be the way you treat your 
test persons I believe.” (Child06; age 16, took part in several trials including 
different diagnostic tests for patients with congenital heart disease)

One participant stated that her doctor trusting her and showing confidence in 
her decision helped her to make up her mind.

“Where I did really well was that my consultant realized that I was old enough 
and mature enough to make my own decisions and he didn’t talk to my parents, 
he talked to me and that is what made me have the confidence to make that 
decision myself because he knew that I was mature enough to understand it, he 
spoke to me like I was an adult and that made all the difference.” (Child07; age 
12, declined to take part in an RCT about a new drug for leukemia patients)

Many participants described how they wanted to help their doctor by 
participating. They identified themselves as reciprocal persons who wanted to 
give something to their doctor in return. This motivation was often combined 
with the desire to help future sick children, or to help the hospital or research 
in general.

During and at the end of participation
Support and care from the research team and having knowledge of the situation 
were decisive for children in feeling reassured and confident to continue with 
the study. Children said that they appreciated getting to know the researcher 
in situations where no familiarity was previously established. This happened 
especially with healthy volunteers who were either invited by a stranger, or 
via a letter or e-mail. One of the healthy volunteers emphasized that it was 
very important that the people she met during the research intervention were 
supportive, able to give her information, and answer her questions.

3

MalouLuchtenberg_BNW.indd   65MalouLuchtenberg_BNW.indd   65 17-11-2020   11:32:3017-11-2020   11:32:30



66

Chapter 3

“Um, perhaps in a way I would have found it pleasant to have met the researcher, 
but I don’t think it’s necessary to have spoken to that person, because the other 
person who helped me [a research assistant] knew some things about it. So, 
I think it’s important that the one that is helping you knows about it [the 
research].” (Child08; age 16, took part in clinical trial testing different lung 
function tests as healthy volunteer)

Patient participants accentuated that supportive, knowledgeable, and familiar 
professionals contributed to feeling comfortable and safe about staying in the 
research. One girl mentioned that for her a lack of trust in the research team 
would be a reason to withdraw from a study.

“If I wanted to stop, my reasons would have to be I didn’t trust the people who 
I, like I was with, I didn’t like how I was being told to do things or being treated, 
and, and I didn’t feel comfortable doing the trial. All those things, I would not 
do the trial. Because I feel like I need to trust them, I need to know what I’m 
doing, and if I didn’t feel comfortable doing it, I just couldn’t do it, I just wouldn’t 
be able to do it.” (Child05; age 15, took part in RCT comparing two different 
types of insulin for Type 1 diabetes patients)

For many children it was unclear whether the research they took part in had 
already ended or not. Some children wanted to be updated about the results. 
Especially when their reason for participating was to help others, they were 
curious about the value of their contribution.

“Because yes, you are… you are in a process and you’re working towards 
something, kind of. So, you do hope to, eh, get to see or hear some results about 
it yes. Because, as I said, you are doing it for science and it would be nice if 
you kind of see like ‘this is what it brought because of you or the group you 
were participating in’.” (Child01; age 17, took part in RCT for Crohn’s disease 
treatment)

Children expressed that their research experience had improved their 
understanding of their disease and it helped them to regain trust in their 
own bodies. It also made them feel more confident in managing their health 
condition.

“Now, we can… by now we also understand it a little. We have injected it 
more often now, so we know a bit about how and where we should put things 
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[materials]. And how… which protocol we have. Yes, it’s going pretty well. Yes. 
Good.” (Child09) “Yes, she [our mother] has followed a training in that. Yes, it 
was part of it. That she knows how to do it, so in principal she could easily do it 
[the injection].” (Child10; sibling of Child09, age 14, took part in a drug trial 
for hypophosphatemic rickets) “…But we thought, we could do it ourselves as 
well. …Yes, I am … I like that idea. Yes. As I just said, it gives me some sort of 
feeling like yes… it’s some kind of confidence you know?” (Child09; age 13, took 
part in a drug trial for hypophosphatemic rickets)

Some participants said they felt more open to future research opportunities 
because of their positive experiences, especially when it concerned research that 
was introduced by their own treating physician.

Discussion

This study explored how children experienced the child-doctor relationship 
in research. For patients, we found that familiarity and trust in their treating 
physician was important for considering participation, for consenting to 
participate, for remaining in a study, and for considering future participation. 
Interestingly, the trusting relationship between patients and their treating 
physician sometimes led to a feeling of mutuality, and this enhanced children’s 
confidence. Healthy volunteers, who did not have a prior relationship with a 
doctor or researcher, depended more on parental support when introduced to 
research. Healthy volunteers also expressed that becoming familiar with the 
researcher was important to feeling reassured about continuing the research. 
None of the participants reported that they felt obliged to take part in research. We 
will elaborate on why trust in professionals matters, consider the intertwinement 
of research and care, and stress the importance of treating children’s research 
participation as an iterative process to improve their engagement in research.

Trust placed in the treating physician
Our findings confirm results of Tromp and Van de Vathorst that parents and 
adolescents report personal trust as being an important factor in the decision 
to participate in clinical trials.29 According to O’Neill, trust cannot be replaced 
by other values such as transparency, autonomy, or accountability.30 She states: 
“where we aim not to influence others, but to place and refuse trust intelligently, 
we must link trust to trustworthiness, and must focus on evidence of honesty, 
competence and reliability.”31 Children in our study said they trusted their doctor 
who knew about their situation and had shown to be able to make truthful claims 
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based on their specific situation (honesty). In addition, children experienced 
that their doctors had the ability to do what they said (competence), and that 
the doctors had provided support and care. Therefore, the doctors had shown 
commitment to the children (reliability). The value of trustworthiness of the 
doctor-researcher could explain why healthy volunteer participants, who lack 
such a prior relationship, were more cautious during their first contact with the 
research team and hospital.

Intertwinement of research and care
Trust and familiarity seemed to be particularly important for supporting children 
whose treatment intersected with the research they were invited for, especially 
in situations where the consequences were not always foreseeable, such as when 
children were overwhelmed because they had recently been diagnosed, or when 
children were to be randomized to receive a specific drug. The importance of trust 
and familiarity in coping with these uncertainties in research seems to be similar 
to coping with disease in the (regular) health care setting. Parents of children 
with a rare disease for example, expressed the importance of mutual trust in 
decisions about treatment,32 and others recognized the importance of tailored 
care and support for their children with trisomy 13 and 18.33 Trust and respect in 
relationships with healthcare providers were found to be essential facilitators for 
shared decision-making in pediatrics.34 Our participants did not always report a 
trusting patient-doctor relationship to be a precondition for taking part, but they 
did mention feeling less worried and more open towards research participation. 
This confirms findings from the study of Dekking et al in which parents said 
they valued the involvement of their child’s physician in the informed consent 
process.35 When the informed consent procedure is done by someone that is 
“completely independent of this relationship”, as required in the Declaration of 
Helsinki (article 27),2 this might have the consequence that children will not be 
open to considering the research, even though they may otherwise be willing to 
participate.

In some areas, such as pediatric oncology, a strict division between the physician 
and researcher role is not always possible, and dividing the two roles can cause 
problems in communication between them.36 This blended role of the treating 
physician and researcher requires responsibility and a constant awareness of 
the professional of potential conflicts. Given the similarities in patient-doctor 
relationships in health care and research, it could be questioned whether it is 
realistic to hold on to a strict separation of the doctor’s role as treating physician 
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and as researcher, or that it might be better for the two roles to go hand-in-hand, 
as in pediatric oncology.

Child-doctor relationship in research as iterative process
Support and interaction with the research team during participation seemed 
to help our participants in coping with uncertainties and decision-making. 
Decision-making was not restricted to the single moment of giving informed 
consent but was also directed at decisions about retention in a study, or decisions 
about future research. An alternative, more personalized approach towards 
informed consent, leaving more room for trustworthiness, honesty, and openness 
in the patient-doctor relationship, has been suggested for clinical genetic testing.37 
Budin-Ljosne et al pointed out that more focus on the relational and societal 
aspects of research and ongoing communication between the participant and 
researchers through dynamic consent, could improve recruitment in research.38 
We recommend seeing children’s participation in pediatric research as an iterative 
process, whereby decision-making and interaction between the research team 
and the participant takes place during the entire process, and is not only related 
to consent. This approach seems to connect well to the positive experiences the 
young people mentioned at the end of their participation, which could encourage 
trial participation in the future. Recently, Sisk and Baker published a model 
for trust and relationship maintenance in pediatric care.39 They hypothesize 
that doctors should demonstrate caring, fidelity, and honesty, in addition to 
competence, to maintain and build trust over time. Our findings illustrate that 
this iterative model might also work for research relationships.

Strengths, limitations, and future research
By combining the UK and Dutch datasets we obtained extensive data about 
children’s experiences with participation in different kinds of medical research. 
The children included both patient participants and healthy volunteers, and 
children who declined or withdrew from research. Having obtained more data 
from children who did participate in research could have had a positive influence 
on our view of the trusting relationship between children and professionals. 
Nevertheless, the data obtained from children who decided not to participate 
also showed that trust was important. Those children expressed other reasons 
to decide not to take part in research, and not a lack of trust.

In some of the interviews in the UK, a parent sat next to the child when the 
interview was taken. Unfortunately, it was not formally recorded how often 
this was the case, and we only had access to the interview transcripts for this 
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secondary analysis. Although the views expressed by parents were not taken 
into account and children themselves seemed very open about their experiences, 
children may have been influenced in what they said as a result of the presence 
of a parent. This is a potential limitation of our study. Another limitation regards 
to the sections that were removed for the website in the primary UK study. The 
sections were permanently removed and could therefore not be taken into account 
for this secondary analysis. The removed sections occurred in five transcripts, 
and each contained most often only a few seconds of data to a maximum of one 
minute. Although the sections around those parts of the data mainly concerned 
other topics, we cannot fully be sure that it has not affected the validity of our 
results.

The influence of familiarity and trust on children’s decision-making might be 
affected by the child’s age and the type of research the child in invited to. In 
our population, age did not seem to be influential, but the type of the study and 
whether it affected children’s disease management did seem to matter. Children 
who took part in, for example, a randomized controlled trial that involved a 
change in their treatment put more focus on the importance of trust as a 
precondition for taking part, and also during the research itself, whether healthy 
volunteers who took part in a trial that did not directly affect their health felt 
that becoming familiar with the researcher was important but not a prerequisite. 
Future research should focus on the influence of those aspects. We believe this 
needs future studies with a more quantitative or mixed methods approach.

Conclusion

Children’s experiences suggest that in pediatric research the child-doctor 
relationship should be characterized by familiarity and trust. When research 
intersects with children’s treatment, the combined physician-researcher role did 
not seem to be associated with involuntary participation, but rather with desire 
of mutuality, and it enhanced children’s confidence. This shows the importance 
of building a trustful relationship with children in research that goes beyond 
procedural requirements. Addressing children’s participation as an iterative 
process in which treatment and research go hand-in-hand could potentially 
improve recruitment and engagement of children in medical research.
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“That [researchers] will look at them. That instead of ‘a research project is 
performed on number 104’, it will really be oriented towards that person. Look, 
let’s say that person finds it a bit scary, then you should spend more time on this 
child, like that. So, I just hope that this will be implemented because of the advice 
I gave, I think that is important.” 
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Abstract

Background: Medical research guidelines often label children as vulnerable. This 
may cause both overprotection and underprotection, resulting in unnecessary 
exclusion of children from medical research. Additionally, it may lead to children 
being unable to safeguard their own interests. A contextual and dynamic 
approach to vulnerability, such as the layered approach, could help to provide 
more appropriate protection. Our aim was to explore how this layered approach 
could help in practice to address children’s vulnerability. To that end, we explored 
children’s experiences in research and used them to provide practical guidance 
for researchers and REC members.

 Methods: Qualitative study of 52 interviews with children aged 9 to18 about their 
experiences while participating in medical research. Interviews were audiotaped 
or videotaped, transcribed verbatim, and analyzed using Atlas.ti software. 
Themes were derived from what children considered important and from their 
recommendations to researchers and future participants.

Results: Children focused mainly on improving their participation rather 
than on protection. Both personal as well as contextual factors played a role 
and often interacted. Burden due to interventions or timing of procedures were 
important in children’s consideration. Disease or previous research experiences 
could foster decision-making. Tailored information and support from parents, 
peers, and professionals made children feel at ease and taken seriously. All factors 
contributed to children’s knowledge, capability, and confidence in making 
decisions about participation in research as well as during participation. 

Conclusions: In exploring vulnerability we found that children do not focus 
so much on protection as on support that leads to empowerment. The layered 
approach to vulnerability provides a way to not only protect children, but also 
to empower them. We identified four potential layers of vulnerability related to 
(1) information, (2) burden involved in participating in research, (3) having a 
disease or (4) participating as a healthy volunteer without any acquaintance with 
research. If we want to support children in their evolving capacity, we should 
give sufficient weight to their voices. This makes them greatly dependent on the 
responsibility of others such as researchers and parents. Based on the identified 
layers, we  formulated responsibilities relating to involvement, support, and 
information supply. 

MalouLuchtenberg_BNW.indd   76MalouLuchtenberg_BNW.indd   76 17-11-2020   11:32:3317-11-2020   11:32:33



77

Children’s vulnerability in research: protection and empowerment

Background

Children have the right to receive good health care and the right to be protected. 
They also have the right to be involved in all matters that concern them, including 
participation in medical research.1 Medical research is needed to provide 
children with the best possible health care. Nevertheless, health professionals 
sometimes feel reluctant to recruit children for medical research because of their 
supposed vulnerability.2-4 Children are deemed incapable of giving informed 
consent. In addition, there is the perception that research interventions may 
have a greater impact on them compared to adults.5 This has resulted in a 
legal framework and guidelines whereby children are highly protected.5-8 In 
traditional guidelines, children are considered as an undifferentiated and 
vulnerable group categorized by age. This one-size-fits-all approach may result 
in overprotection and underprotection of children alike. When focusing only 
on group characteristics that render children vulnerable, such as their lack of 
capacity to give informed consent, researchers and research ethics committees 
(RECs) might overlook contextual and individual features constituting 
vulnerability. Contextual features regard for example the study interventions 
(e.g. injections), the institutional environment, or social or economic context.9 
Personal experiences in relation to these contextual features could render children 
more vulnerable in some situations and not in other situations (e.g. experienced 
trauma for injections but not for undergoing an MRI). Children with positive 
experiences with such interventions may be less burdened than average when 
undergoing study procedures. If they would also have above average decision-
making capabilities due to their illness experiences, they might be unnecessarily 
excluded from research that is considered harmful for the average child, thus 
being overprotected by following the one-size-fits-all approach. The opposite may 
lead to underprotection. Inappropriate protection based on group vulnerability 
could make children unable to safeguard their own interests as a result of their 
evolving capacity to give informed consent.10 Besides, focusing only on how to 
overcome risks and burdens could obscure the balance with potential benefits and 
personal interests of children. Research-related benefits mostly relate to health 
benefits but may also contribute to patients’ quality of life.5 In a previous study 
we found that participation in research taught children a lot about their diseases 
and some of them gained more confidence. It made them feel good knowing that 
they were helping other people.11 RECs experience difficulty assessing  what risks 
and benefits in research comprise and their practices vary widely.12 They regularly 
use adult standards when assessing which information should be provided to 
children. When RECs do have a method for assessing children’s capacity to 
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give assent it is based on an age cutoff, in other cases they rely on researchers’ 
clinical judgement.13 Researchers on the other hand, might also face problems 
with ensuring adequate support for children, especially when they are new in 
the field of pediatrics. A study about REC websites showed that  many offer 
little guidance on how to address ethical issues such as proving protection and 
ways to seek for assent from children.14 Therefore, there is a need for practical 
guidance for REC members and researchers. Such guidance will enable them 
to offer appropriate protection while acknowledging benefits of research and 
support children in their developing capacity of providing informed consent or 
assent. This guidance benefits from a clear conceptualization of vulnerability. 

Several attempts have been done to re-conceptualize vulnerability in a way that 
it does justice to potential participants, both in terms of protecting them and 
supporting them to participate, to overcome the problems described above for 
classic concepts of vulnerability based on chronological age group.9,15-20 The 
International Ethical Guidelines for Health-related Research Involving Humans 
propose an individual and dynamic approach and considers  Luna’s account.10,21 
Luna’s layered model distinguishes different sources of risks or potential harms, 
called ‘layers’ of vulnerability, rather than labelling all members of a research 
group as vulnerable. Layers can be acquired over time depending on the person’s 
development and changes in contextual factors. The more layers of vulnerability 
children acquire, the more vulnerable they are, and the more protection or 
support they need. In general, layers may be related to problems regarding the 
risk of exploitation, differences in cultural background, problems with informed 
consent or information, autonomy, or disrespect for human rights.22 The two-
step approach to the layers of vulnerability offers a way of identifying aspects 
of vulnerability and evaluating these aspects in detail. Step one consists of 
identifying the layers and their stimulus conditions. These are the cause of the 
layer to be triggered or actualized and harm that person. This step also includes 
identifying potential cascading effects, which is that layers may generate other 
layers. These may render the person more and more vulnerable. In step two, layers 
are evaluated and strategies formulated to eradicate,  minimize or overcome 
layers (especially those that may be very harmful and very likely to occur). These 
strategies may also involve empowerment of the participants.20 We believe the 
layered concept might be helpful for understanding children’s participation in 
research because it accounts for individual differences and because it is a dynamic 
approach which makes it possible to address changes in contextual factors but 
also in children’s developing capacity. Yet, to implement this approach, we need 
to document how children experience research in practice.
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The aim of this study was to explore how the layered approach could help in 
practice to address children’s vulnerability. To that end, we explored children’s 
experiences in research. This includes how they can best be protected and 
supported while participating, but also what they needed to make decisions 
about their participation in research. We apply children’s experiences to the 
layered approach to vulnerability to provide practical guidance. This could help 
researchers while developing their research proposals, and help RECs that review 
those proposals to find a balance between providing sufficient protection while 
supporting children in their developing capacity. 

Methods 

This is a secondary analysis study in which we combined two qualitative datasets 
from the UK and the Netherlands about children’s participation in medical 
research. The research teams consisted of two social science researchers (Louise 
Locock and Lesley Powell) from the Health Experiences Research Group (HERG) 
at the University of Oxford, and a pediatrician (Eduard Verhagen), ethicist 
(Els Maeckelberghe), and MD (Malou Luchtenberg) all based at University of 
Groningen, Beatrix Children’s Hospital, University Medical Center Groningen 
(UMCG), the Netherlands. The UK data were used in a previous analysis on 
young people’s reasons for taking part in research.11 The analysis of the UK 
dataset prompted exploration of new themes. The previous analysis included 
children’s advice on how to improve research. This drew our attention to how they 
perceived their position in research. This pointed to finding a balance between 
providing protection and supporting participation, taking into account how 
research participation could benefit their lives. The development of the Dutch 
study was based on these insights. 

Recruitment and sampling
In both the UK and Dutch studies from which the datasets are derived, potential 
participants were approached through nationwide patient support groups, social 
media, word of mouth, and via health care professionals. They had all been invited 
to participate in medical research as a patient or healthy volunteer. Recruitment 
aimed for a maximum variation sample based on age (9 to 18 in the Dutch 
study and 10 to 25 in the UK study), sex, state of health, the types of research 
they were invited to take part in, and whether they had decided to participate 
in a study.23 English (for the UK) or the Dutch (for the Netherlands) did not 
have to be children’s first language, as long as they were capable of expressing 
themselves in narrative. To aim for a maximum variation sample in the Dutch 
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study, this included children with health conditions that can be accompanied 
by an affected cognitive function, such as Prader-Willi Syndrome. We did not 
want to exclude children solely based on their potential limited capacity because 
they could add a valuable perspective to the discussion and they deserve to be 
heard too. We only invited children who were considered sufficiently capable of 
expressing themselves verbally, which was determined by their treating physician 
and parents. 

Informed consent
In both the UK and Dutch study, potential participants were given information 
leaflets for themselves and their parents separately. Written assent from the 
child was obtained in addition to parental consent. Young people over 16 years 
old signed informed consent themselves. The consent given for the UK study 
included permission for secondary analysis.

Data collection and analysis
The datasets comprised semi structured in-depth interviews, which took between 
30 and 100 minutes to conduct, with children about their experiences with taking 
part in research. A topic guide was developed to guide the interviews. The topic 
guide used for the Dutch interviews was informed by the results of the UK study. 
Interviews were conducted at home between January 2010 and December 2011 
in the UK and between May 2017 and January 2019 in the Netherlands. The 
interviewers (LP of the British children and ML for the Dutch children) were 
trained at HERG. They had not met the participants prior to the interviews. 
The interviews were either audiotaped or videotaped, transcribed verbatim, and 
subsequently returned to the participants to check and remove any sections they 
wished to be excluded for further analysis. Atlas.ti software was used to organize 
and analyze anticipated and emergent themes. Names of persons and locations 
were removed from the transcripts.

Our secondary analysis combined an amplified analysis (an enlarged dataset 
compared to a single study) and a supplementary analysis. The latter was a more 
in-depth investigation of emergent themes that were not fully addressed in the 
original study.24 The topic guide for the Dutch interviews included asking children 
if they felt vulnerable, or if they felt differently from children who do not have 
disease or research experience (e.g. questions like “Some people say that children 
are vulnerable, or weaker, as compared to adults. What do you think they mean 
by that?”, “Do you feel different from other children who do (not) have experience 
with being ill or taking part in research?”, “Do you think that matters when you 
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are asked to participate in research?”, “Is there something that makes you weaker 
or stronger than others?”). They reported they found the term ‘vulnerable’ rather 
vague and not adequate to describe their position in research. They rather spoke 
about what they considered important to optimize their participation. With this 
in mind, we re-analyzed the UK data. Therefore, our initial analysis involved 
identifying themes that the children themselves had described as important. 
This was based on answers they had given to the questions to summarize their 
overall experiences (e.g. “How would you summarize your overall experiences?” 
or “What do you think was most important for you when being asked to take part 
in research?”, or to explain what they thought were the most important topics 
discussed in the interviews (e.g. “What do you think were the most important 
things that we discussed in this interview about your research participation?”). 
These themes were chosen inductively by ML and EM after reading and discussing 
the answers to those questions. Consequently, transcripts were coded to further 
explore the themes. This included looking for related experiences that helped 
to refine the themes and to find associations between the themes. The first five 
transcripts were coded by ML and EM, and ML completed the coding. Coding 
was discussed regularly with EM and LL (for the UK data) to reach agreement on 
emerging themes to the level that everyone could support the themes as derived 
from the data. At various stages of the process the themes were presented and 
discussed with the entire research team.

Results 

A total of 52 participants aged 9 to 18 years were included in the study, 29 from 
the UK and 23 from the Netherlands. To prevent adult interpretation of childhood 
experiences three participants from the original UK dataset had been excluded 
because they were over 18. Only children who are native speakers decided to 
participate. During some interviews a parent was present. None of the views 
aired by the parents were considered with exception of one Dutch case in which 
the mother assisted her child with Prader-Willi Syndrome to help him express 
himself. Participant characteristics are shown in Table 1.

4
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Table 1. Participant characteristics

Characteristics UK data 
n* (%)

Dutch data  
n* (%) N* (%)**

Sex  

    Girl 18 (62) 9 (39) 27 (52)

    Boy 11 (38) 14 (61) 25 (48)

Age  

   9,10 years 1 (3) 4 (17) 5 (7)

   11, 12 years 8 (28) 6 (26) 14 (27)

   13, 14 years 8 (28) 9 (39) 17 (33)

   15, 16 years 4 (14) 3 (13) 7 (13)

   17, 18 years 8 (28) 1 (4) 9 (17)

Disease

7 (13)

20 (38)

15 (29)

4 (8)

6 (12)

Acute diseases (acute lymphoblastic leukemia, brain 
tumor, Hodgkin’s lymphoma)

4 (14) 3 (13)

Common chronic diseases (DM1, Crohn’s disease, 
asthma, arthritis, migraines)

13 (45) 7 (30)

Rare chronic diseases (peanut allergy, glycogen storage 
disease, hypophosphatemic rickets, vasculitis, lupus, 
Wegener’s granulomatosis, osteogenesis imperfecta, 
cystic fibrosis, Grave’s disease, overlap connective tissue 
disease, tuberous sclerosis complex)

7 (24) 8 (35)

Other conditions/syndromes (congenital heart 
condition, Prader-Willi Syndrome, restricted growth)

1 (3) 3 (13)

Healthy 4 (14) 2 (7)

Participants decided to  

   Participate 27 (93) 19 (83) 46 (90)

   Not participate 1 (3) 3 (13) 4 (8)

   Withdraw 1 (3) 1 (4) 2 (4)

* Number of participants: UK data n = 29, NL data n = 23, total N = 52. 
** Rounded to nearest whole number

Our analysis identified the following facilitating and obstructive factors 
to participation from children’s perspectives: burden of and benefit from 
participation, disease experience, information, relationship with others, and 
the desire and ability to help others. These factors often interacted with each 
other. It was noticeable that children focused mainly on how their participation 
in research could be enabled, rather than how they could be protected, and they 
expressed a strong wish to help others by taking part in research. Burden as 
a result of interventions involved or timing of procedures were important in 
children’s consideration whether to participate. Disease or previous research 
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experiences, positive or negative, could also foster a decision to participate 
in research. Negative or no previous experiences made children rely more on 
support of others, and they needed more information to be able to make a 
decision. Tailored information and support from parents, peers, and professionals 
made them feel at ease and taken seriously during research participation. To a 
certain extent most factors were important for all the children. They contributed 
to children’s knowledge, capability, and confidence in making decisions about 
taking part in research and during research participation. We discuss each factor 
below.

Burden of and benefit from participation 
Children reported that the type of intervention and the resulting burden was one 
of the most important aspects in considering research participation. Whether the 
actual intervention was perceived as burdensome was related to several factors, 
such as personal preferences, disease, or previous research experience. Children 
acknowledged that some studies could not be done without certain procedures 
and if the perceived benefits outweighed the burden, they felt it was acceptable. 
Some participants reported that they disliked going to the hospital because of 
a certain procedure like blood taking, and sometimes the intervention was the 
reason to withdraw.

“Not necessarily nice because I have to lie in bed and glycoside did not taste nice 
and that’s why I stopped.” (Child01; boy aged 10 with glycogen storage disease, 
Dutch dataset)

For others the research intervention did not seem to be making them more 
vulnerable because they had learned from experience how to deal with them. 

“Because… then for that research, we already have a lot of experience. The 
hospital, injections...” (Child02; boy aged 13) “That is why it was, of course, easy 
for us to say yes to that, right?” (Child03; girl aged 14) “Because if I were to say to 
somebody, a little kid, would you take part in that, then they want, of course they 
don’t understand what that is, but, um, they would think, injections and stuff? 
No, that’s not ... But because we already have the experience, because we... we 
used to have to, when we were little kids and little babies. Then we didn’t really 
have a will of our own in that. No, blood just had to be taken. Yes, and then you 
get used to it. So, I think for the other children who have not experienced that, 
that it is a step, or a step more difficult, to take part in such a research. Because 

4
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you don’t really have experience with...” (Child02; brother of Child03, both 
siblings have hypophosphatemic rickets, Dutch dataset)

Duration and timing of the procedures were important factors in the decision 
whether children wanted to participate. It also depended on disease and personal 
preferences. If a study procedure was planned on a separate day than a regular 
treatment visit, some children foresaw the extra traveling time as too much of 
a burden after a long day of intensive treatment and decided not to participate. 
Conversely, two siblings welcomed the deviation from their daily routine. This 
shows that children have different needs regarding protection against being overly 
burdened in research.  

“It wasn’t so bad; we have to go to [city]. Well, nice, another hour and a half 
in the car.” (Child02; boy aged 13) “It was just an outing [laughs] actually.” 
(Child03; girl aged 14) “No, it was actually just four years we will go to [city] on 
an adventure again.” (Child02) “Cozy.” (Child03) “Out of your daily routine. 
Yes, it worked…. Because yes, of course we now have a new medicine. And 
we have already improved a lot. But I think it is also good for us that we go 
out of our daily routine.” (Child02; brother of Child03; both siblings have 
hypophosphatemic rickets, Dutch dataset)

The difference in attitudes towards time commitment could be the result of the 
type of disease or the type of study, but could also be the result of differences 
in personal preferences. This was also noticeable in how children experienced 
taking part in a study. Whereas some saw it as a new and exciting adventure, 
others experienced it as boring because the study procedure required them to 
wait or lie down for a long time. Children suggested making procedures more 
fun by, for example, providing the possibility of playing games while waiting for a 
next appointment, or watching a video while undergoing MRI. Time investment 
on the part of the researcher was also mentioned as important in comforting 
children. One girl advised researchers to adjust their time investment to the 
individual child, reacting to signs of discomfort or anxiety.

“That [researchers] will look at them. That instead of ‘a research project is 
performed on number 104’, it will really be oriented towards that person. Look, 
let’s say that person finds it a bit scary, then you should spend more time on this 
child, like that.”  (Child04; girl aged 16 with congenital heart disease, Dutch 
dataset)
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Disease experience 
The experiences reported by children with a chronic disease revealed that they 
were familiar with interventions, such as getting injections, taking medicines, 
or blood taking. This made it relatively easy to tolerate the interventions in a 
study, and thus less vulnerable than children without such familiarity. Having 
this disease experience also made children feel better able to consider taking 
part in research themselves, because of the knowledge they had gained over 
the years of being a patient. The same was expressed for previous research 
experience, especially when this had been positive. One participant, for example, 
mentioned that her long-term relationship with the medical team made her feel 
more empowered because it had made her feel better able to express her wishes 
and asking questions about the research. Besides, the research team could easily 
approach her.

“I think they feel that they were more able to come up to me because they can, 
I’m more approachable.  Because they know me very well and I’ve been there a 
long time and they know that I’ll help anything that they need to do.  But I think 
they, I think they still would ask anyone, even if they were just new diabetics. I 
don’t think that really had much of an impact. But they were just able to talk to 
me more about it. …I felt more comfortable saying like, I could say what I think 
in front of them and they won’t take anything the wrong way.  Or if I need to 
ask questions, no matter how stupid it is, they’ll just answer it.” (Child05; girl 
aged 17 with Type 1 diabetes, UK dataset)

Ill children without previous disease experience, for example, if they were recently 
diagnosed, reported finding some interventions burdensome or overwhelming 
because everything was new to them. Children reported that being invited to 
participate in research by someone familiar such as the treating doctor made 
them feel more supported in considering taking part. Taking part in research 
was also mentioned by young people as a way of helping them overcome the 
shock of their diagnosis and helping them to manage their disease. Participants 
also said it made them to feel empowered because they could help others, which 
distracted them from being a patient. 

“Yes, um I’d say to them, “Definitely take part.” Just, I’d say, “Even if you do, 
even if you just think, ‘Oh, no, that’s nothing to do with me.’”  It’s like I’d say, 
“Even it, it helps, it helps every, everyone trying to get over it and get used to it. 
Because everyone who gets diagnosed and didn’t know, it’s a big big shock to 
them, and just a different, change of lifestyle. And taking part in research, it’s not 

4
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only helping themselves, it’s helping everyone to deal with it. …Yes, it just, yes, 
it gets you through it and makes you think, “At least I’m helping other people as 
well.”  So, yes, I think it’s, I think the research is brilliant.” (Child06; boy aged 
15 with Type 1 diabetes, UK dataset)

One participant (mother) explained that how a child reacted to an intervention 
could also be explained by the child’s own state of health, implying that in some 
cases healthy children are more vulnerable compared to children with a disease 
or poor state of health. 

“I think that healthy children who participate in a study are more vulnerable at 
certain levels than [my son], um… I name a few such as taking blood samples. I 
just know that children, some children will really have a trauma for that the rest 
of their lives, especially if they have to be held by multiple people because they 
really don’t want to but they have to. He [son] is not bothered by that, he finds 
it annoying, but he is just sitting there like that, I am sitting here and he usually 
squeezes my hand and the other one is just like that. And if it really hurts, then 
he does “mmm,” and that’s it. He has never cried with blood tests…” (Child07; 
Mother of boy aged 11 with Prader-Willi syndrome, Dutch dataset)

Healthy volunteers themselves, however, felt that having no illness made them 
less susceptible to intervention-related burden.

“If I were sick, it would probably have been much harder, it would have taken 
longer, I think, it would have taken much more effort to do all of that [lung 
function tests]. Compared to as I am healthy now, so yes, I think it was much 
easier, yes.” (Child08; girl aged 16, healthy volunteer, Dutch dataset)  

Information 
Children wanted to be properly informed about what they could expect was going 
to happen during the study. Not knowing what was going to happen could make 
them vulnerable. The girl in the following example illustrates the importance of 
providing enough details about interventions, in this case emphasizing the need 
to tailor the information to sex. Not knowing that she had to take her bra off 
for an ECG was not a reason for her to decline to take part, but it had made her 
needlessly vulnerable for a moment.

“I think it would be really smart to just tell exactly everything that is going 
to happen, what is awaiting them, because children want to know that. For 
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example, that they say with an ECG: pay attention, your top must be exposed, 
with this you have to do this, with that you have to do that. That you also prepare 
them. Because children can react badly when a surprise is no fun. Well, I had 
that when I had forgotten about that with the ECG and when my mother got 
a petite bra, hoping that, you know, they could stick next to it and then I was 
a bit: [makes a squeak ] I do not want anymore.” (Child04; girl aged 16 with 
congenital heart disease, Dutch dataset) 

Wanting to be well informed about study procedures was not only related to the 
content of the information, but also to the support provided by those involved in 
explaining procedures to the children. Parents, for example, played an important 
role in making sure their children felt comfortable. They showed support during 
the research procedures, provided them with additional information, or reminded 
children about what was going to happen. Children reported on the importance 
of interplay between parents, doctors, and themselves. Most children seemed to 
think it was self-evident that their parents should be involved in the decision as 
a matter of protection, but they wanted to have a say in the matter as they were 
the ones to undergo the procedures. Therefore, they expressed the importance 
of the researcher explaining the study to them, and not just to their parents. 

“I mean they should talk to them and I’ve said this from when my treatment 
started. Doctors and researches should not talk to the parents they should talk to 
the children because it’s their lives not their parents. I mean they should talk at 
their level, they should learn they should be trained to be able; if they’re working 
in pediatrics they should be able to explain anything to a child of any age because 
surely that should be a qualification of a pediatric doctor. Any pediatric doctor 
should be able to bring it down to a child’s level.” (Child09; girl aged 12 with 
acute lymphoblastic leukemia, UK dataset)

If children were not properly involved in the process or did not fully understand 
information that was given to them, they were more vulnerable. The girl in the 
following example explained how she felt more insecure and wondered whether 
she was herself to blame for not asking more questions, as well as the doctor for 
not explaining it better. She carefully expressed the wish for her doctor to take 
more responsibility to target information to her needs, instead of to her parents’ 
needs.

4
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“Eh yes, if he had ask me like…, if I…, you know, maybe I should put it on me 
because I could have asked: what is this about [?], instead of… but perhaps the 
doctor could have explained it a bit easier with less difficult words, let’s say it 
like that.” (Child10; girl aged 13 with Crohn’s disease, Dutch dataset)

Relationship with others
Children appreciated health care professionals who were willing to help them 
in whatever way they needed, and who actively involved them in the research. 
Some children said it felt like a true collaboration and made them look forward 
to their next appointment. 

“Um, a lot of collaboration. And, explain well what you are going to do and such. 
And yes, because we really have done many things together, with all of them, with 
a team and such. And that made it all very pleasant, you know? It became much 
more humane. You were not doing an investigation with numbers or something. 
You were just doing something together. Um, with the doctors, and people who 
injected us and other people who were in the study with us, say, who were also 
going to do the same. Which we therefore met; it was all very nice.” (Child02; 
boy aged 13 with hypophosphatemic rickets, Dutch dataset)

Simple gestures from health professionals made children feel more involved in the 
research, for example, pedagogical employees who played a game with children, 
or a doctor who made funny jokes. 

“Well, there are also pedagogical staff and they usually do fun things with you 
and such, like games or something… and sometimes there are just stupid doctors. 
…Well, um, just then he’s a bit stupid or something, then he’s just not that much 
fun. … Um, just how he does it. [a nice doctor is]…Well, [someone] that makes 
a little joke but also not too stupid jokes and, um, just a little bit, that you can 
also help yourself a little and such.” (Child11; boy aged 9 with leukemia, Dutch 
dataset)

It helped if doctors and nurses were friendly, open, and honest. One mother 
explained how she felt that the impact of staff behavior varied depending on the 
individual child.

“I think that children can also be very vulnerable if they are treated very 
unkindly, if there are nurses in their department who are, um, yes, who are 
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simply not friendly and who cannot picture themselves as a child. And one child 
is more troubled by this than another and one person also picks up such signals 
faster than another. He [son] will just pick up those signals much less quickly 
than one of our daughters.” (Child07; Mother of boy aged 11 with Prader-Willi 
syndrome, Dutch dataset)

Friends and family played a role in supporting children in research in addition 
to parents and health professionals. Some young people suggested they would 
like to have the possibility of meeting other participants during the research for 
peer support, or to be able to bring a friend. They reported it would help them 
to feel less alone.

“If like other people know that like loads of other people doing it and like maybe 
like you could do it together type of thing it will make it better because you like 
know other people’s experiences, you see not just sitting on your own thinking 
like I’m the only person out of my group of friends that has this. And I don’t like 
to, you know, like slow them down or having to do stuff that, like I can’t do stuff 
that they can because like you feel like really left out. But it would be nice, you 
know, like if other people were there and obviously so then you know that you’re 
not alone type of thing.” (Child12; girl aged 15 with chronic juvenile idiopathic 
arthritis, UK dataset)

Desire and ability to help others
Children wanted to help others, such as peers or future patients, their treating 
physician, or science and society in general by participating in medical research. 
Helping others was a way of showing that they were more than just patients. 
Support from and familiarity with the researchers at the time of recruitment 
was important for children to feel strengthened in their choice to participate 
for the welfare of others. Children that chose not to participate in research did 
acknowledge the benefit for others, but they perceived this did not outweigh the 
expected burden for them.

We found a distinct difference between healthy volunteers and patients in the 
extent to which the desire to help others emerged from their narratives. This 
not only seemed related to being ill, but also to familiarity with health care 
and health professionals. Most patients were invited during one of their hospital 
consultations. Healthy volunteers, who did not have these consultations, had 
more trouble finding research opportunities. Helping others as a reason to 

4

MalouLuchtenberg_BNW.indd   89MalouLuchtenberg_BNW.indd   89 17-11-2020   11:32:3417-11-2020   11:32:34



90

Chapter 4

90

participate was more explicitly mentioned by patients, while healthy volunteers 
also had other reasons, such as being interested in research or making some 
money. Their wish to help others seemed to become stronger during and after 
participation. One of the healthy participants speculated that they were less aware 
of the situation of children that would benefit from the research, because they 
did not have disease and research experience.

“I think there are also more people who have had an illness or are sick, that they 
have participated more in those types of research than people who, yes, are just 
being healthy. Because they are less likely to have a connection with that. …
because, look, when you were in a hospital, you sometimes hear of research. But 
as a healthy person, then you don’t actually ever go to the hospital. So then... you 
don’t hear about it and there are not posters everywhere saying “yes, join in” and 
things like that.” (Child13; boy aged 13, healthy volunteer, Dutch dataset)

Healthy volunteers depended more on their parents who helped them to find 
opportunities. Both ill and healthy participants recommended there should 
be increased public information about research in order to encourage healthy 
volunteers to participate and appreciate how they could learn from research and 
help others. They hypothesized that a more balanced view of the positive and 
negative side of research could enable healthy children to become interested in 
research participation. From their perspective, sharing positive experiences with 
the public as a means of countering the oft-heard negative side of taking part in 
research was important. While they emphasized on the importance of taking 
responsibility and being aware that research takes time and involves certain 
risks, they said it would help to explicitly mention the contribution children make 
towards the welfare of others, while at the same time embarking on an interesting 
adventure themselves. They wanted honest information to be publicly available 
including positive information that might foster a desire to help others.

“And then, oh, that is really cool such a study. And then they might get a bit like 
that from me, that seems wonderful: “wow, that really is a very big adventure.” 
And yes, maybe they then …maybe also dare to take the step sooner of maybe I 
will also participate in such a research. ...because you often hear in the news, for 
example, the research went wrong. I just say something. But you don’t actually 
hear so often that it went well.” (Child02; boy aged 13 with hypophosphatemic 
rickets, Dutch dataset)
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Discussion

We explored how children spoke about their experiences with participating 
in medical research to inform us about how they perceive their vulnerability. 
The children’s reports revealed that the balance between the burden of and the 
benefit from research was important to them. Both personal and contextual 
factors played a role in finding this balance. Children illustrated that, for 
example, disease experience could make a difference between making them feel 
overwhelmed and anxious, or at ease when undergoing an intervention. More 
support from parents or tailored information that goes beyond what is outlined 
in regulations (e.g. tailored towards their sex) appeared to be needed to decrease 
children’s sense of being vulnerable. 

Protection and empowerment
Children’s disease and research experiences not only point towards how they 
can more appropriately be protected and supported, they also draw attention 
to other interests of children that relate to their wish to have their opinions 
taken into account. It appeared that children who were more experienced in 
their own condition and because of prior research participation needed less 
protection and support from others (e.g. their parents and doctor) because 
their increased knowledge made them feel more confident and more able to 
make decisions about their participation. In contrast with children with less 
illness experience, such as healthy volunteers, they more often expressed the 
wish to help others by taking part in research. They felt better able to consider 
what their own participation could mean for others within society, and they felt 
more engaged and strengthened in their wish to help others by participating in 
research. This can be understood in terms of feeling empowered. The definition 
of empowerment is ambiguous and mostly described for adult patients. Yet, the 
concept of empowerment is widely studied and often explained in terms of a 
process or outcome that involves collaborative decision-making or participation, 
capacity-building and gaining control over a person’s life or getting access to 
resources.25-28 The World Health Organization defines empowerment as: “a 
process through which people gain greater control over decisions and actions 
affecting their health. Empowerment may be a social, cultural, psychological 
or political process through which individuals and social groups are able to 
express their needs, present their concerns, devise strategies for involvement 
in decision-making, and achieve political, social and cultural action to meet 
those needs”.25,p6 In a systematic review, Barr and colleagues identified several 
constructs within four main domains for the assessment of (adult) patient 
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empowerment. These domains and examples of constructs within those are (1) 
patient states, experiences and capacities (e.g. self-confidence); (2) patient actions 
and behaviors (e.g. learn from past experience); (3) patient self-determination 
within the healthcare relationship (e.g. collaboration) and (4) patient skills 
development (e.g. sense of healthcare providers empowering behavior).27 The 
factors that children expressed in our study resonate with these four domains.  

Practical guidance using the layered approach
We will now use the layered approach to frame the  concerns and advice children 
reported in this study. The approach resonates well with our findings because it 
is a dynamic approach involving personal and contextual aspects. In addition, 
it provides guidance for others’ responsibilities not only in terms of protection 
but also in terms of empowerment.17,20 This is particularly important in the case 
of pediatric research, because children are dependent on several stakeholders 
including researchers and their parents for information and decision-making. 
Children’s needs with regard to information and decision-making might 
be different from their parents’ needs, which makes their situation complex 
compared to adult research, in which participants receive information and 
make decisions by themselves. Thus in pediatric research besides the usual 
protections and safeguards such as parental consent, we should also consider 
special preferences and needs of the children and work with them to empower 
them. Based on our findings, we identified four potential layers of vulnerability. 
These layers relate to insufficient information about research, to excessive burden 
due to interventions that is not in balance with potential benefits, to physical or 
psychosocial harm caused by a disease or health condition, and to the risk of not 
being sufficiently supported as healthy volunteer because of unfamiliarity with 
research and health care. 

Information layer of vulnerability 
The information layer of vulnerability points to a lack of proper information 
to make a well-considered decision about taking part in research. A stimulus 
or trigger of this layer is lack of sufficient information (Child10), information 
that does not prepare children for what they might face when taking part in 
research, or information that is beyond their scope of understanding. Grootens 
et al found that patient information leaflets for pediatric research are often not 
attuned to children’s reading ability, and little is known about which format 
works best.29 The information layer of vulnerability could be harmful because 
potentially it could cascade towards coercion30 or therapeutic misconception,31,32 
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leading in turn to more vulnerability. If the information does not entail a proper 
explanation of what to expect in terms of how interventions may affect children, 
a cascade effect towards the excessive burden layer of vulnerability is likely to 
occur. Therefore, it is crucial to avoid this layer or to minimize it.

Our participants mentioned the importance of tailoring the information 
towards the children’s level (Child09), considering individual needs according 
to, for example, their sex and experience (Child04). A last strategy that children 
mentioned was to place more information on a public website in addition to 
examples of previous research and opportunities,11 as well as sharing positive 
experience with the public to counter negative experience broadcast in the media 
(Child02). 

Excessive burden layer of vulnerability 
The excessive burden layer of vulnerability relates to the potential risk of being 
harmed by interventions. It occurs when the burden of interventions is off balance 
with the benefits, but it can also be related with the timing, duration and ways 
of interacting with the child when the procedure is done. Stimuli or triggers 
for this layer are a combination of factors that include the type of intervention, 
influence of disease, negative experience in the past, and lack of information 
and support. As our participants mentioned, children were more susceptible for 
vulnerabilities when, for example, they had been diagnosed recently (Child06). 
Our participants also showed that having disease experience could make an 
intervention such as blood taking less stressful or not burdensome at all if a child 
is used to it (Child02-03 and Child07), while it could be much more burdensome 
for others without experience or with a negative experience. Some participants 
did experience discomfort but realized that the research could not be carried 
out otherwise. This confirms a study by Barned et al in which young people 
are willing to endure a painful procedure because it outweighed the benefit of 
helping others.33 If benefits do not outweigh burden we intuitively expect that 
adverse experiences related to hospital visits will have the effect of cascading 
towards anxiety, and in the long-term perhaps even health care evasive behavior. 
If children are not well informed about interventions, or if they do not feel 
confident to ask questions about procedures, interventions can be perceived as 
more harmful. 

Strategies to overcome or prevent the excessive burden layer involves taking more 
time and patience to accommodate the individual needs of a child. For example, 

4
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timing of procedures  should be adjusted to children’s individual needs. Other 
strategies suggested by the children were for health professionals to provide 
support and distraction when children undergo procedures and to empower 
children by involving them in the process of the research (Child02 and Child11). 
Strategies for providing distraction, appropriate information, and shortening 
procedures confirm those mentioned by children in a study by Staphorst et al.34 
In addition, our participants suggested that being allowed to bring along a friend 
on a visit to the hospital, or to come in contact with peers who were undergoing 
the same procedure, could help to focus more on the benefits rather than the 
burden of participating in research (Child06). 

Disease layer of vulnerability 
The disease layer of vulnerability relates to being more susceptible to harm as 
a result of the child’s state of health or illness. Some participants experienced 
physical or psychosocial harm, for example, when they had been recently 
diagnosed. When children were invited to participate in research at such a 
moment, they were less able to capture information and consider participation. 
Consequently, it was more difficult for professionals to inform and involve them. 
As a result, interventions may cause greater harm. The disease layer thus had a 
potential cascade effect on the information layer and may generate an excessive 
burden layer of vulnerability. 

The stimulus or trigger of this layer, the disease itself, cannot always be taken 
away. Nevertheless, in the layered approach obligations not only point to 
eradicating layers, but also to minimizing layers of vulnerability. In order to 
minimize the effect of the disease layer children should be safeguarded from 
feeling more ill or weaker because of their taking part in research. Practical 
adjustments should be arranged, such as not enrolling children directly after 
diagnosis or combining research meetings with doctors’ consultations planned 
around school times so children do not miss out on important parts of their 
education. Having a quiet place in the hospital to do homework also helps 
children to cope with missing school. As our participants implied, it is important 
to realize that personal preferences might not be the same for every child and 
family. Doctors and parents should discuss with the children what they value 
and prefer soon after diagnosis. 

Lack of acquaintance layer of vulnerability
Healthy volunteers who do not have a disease or research experience may face the 
lack of acquaintance layer of vulnerability. Whereas in an everyday sense children 
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who are ill tend to be more vulnerable compared to healthy children, in a research 
setting different kinds of vulnerability are addressed.15 This was confirmed by 
our patient participants who explained that their health and research experience 
helped them to feel empowered. While one healthy volunteer (Child08), for 
example, assumed that some tests might be more burdensome if she were sick, 
the opposite might in fact be true. Even though the lung test in this example 
was probably more difficult to perform for children with asthma, this child 
would have experienced them before, while for a healthy volunteer it is difficult 
to imagine what doing such test implies. Hein et al also found that little prior 
disease experience is an important predictor for not participating in research.35 
In addition, healthy children might have more difficulty understanding the 
information, because they are less familiar with the greater context. It is harder 
for healthy volunteers to picture who will benefit from the research because they 
probably do not know anyone who has the condition the research is investigating 
(Child13). Therefore, healthy children only realize at a much later stage what 
their participation could mean for others. This seems to point to a lack of 
empowerment rather than a potential vulnerability. 

A strategy to prevent this layer is, as was suggested by our participants, sharing 
more information about research experiences, both positive and negative with 
the general public, alike (Child02). This may help healthy children to make a 
more deliberate decision about taking part in research. 

Giving due weight to children’s voices
There is increasing recognition for children’s rights in international policy 
documents such as the Convention on the Rights of the Child.1 One of those 
rights is children’s right to share their opinions and to be listened to (article 
12). But how much weight should we give to their voices? In this study we 
advocate to give as much weight to children’s voices as possible to do justice to 
their developing capacity. Our findings suggest that in doing so, we should not 
only focus on protecting children, but also look for ways to empower them in 
research. Yet we acknowledge the possibility that children’s expressions are a 
reflection of their immaturity and undeveloped capacity and sometimes they 
would not be able to oversee the consequences of their actions. Children’s position 
in research is complex and the exact weight that should be given to their voices 
always depends on individual situations (e.g. capacity of the individual child, 
previous experiences and health setting) and its assessment by professionals and 
parents of children. In an acute health setting, for example, it might be more 
challenging for parents and professionals to give due weight to children’s own 
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views while also protecting their other interests.36 This complex situation makes 
that children greatly depend on adults’ responsibility and we hope this could be 
the start of a discussion with other professionals, parents and children about how 
to give more weight to children’s perceived interests in research. 

Limitations and future research
This qualitative research seeks to find reality as it is represented by the 
interviewees. We must always remain critical about self-reported experiences as 
only one perspective on ‘the truth’. 

Our interviews covered a wide range of experiences with medical research in 
the UK and the Netherlands from widely varying participants. Our aim was 
to enlarge our dataset and thereby to extend the variation in our sample rather 
than to look for differences between the two datasets. Nevertheless, there 
were variations between the UK dataset and the dataset from the Netherlands 
that invite further consideration. A greater proportion of the children in the 
Netherlands sample had rare chronic diseases or other conditions, while a greater 
proportion of the UK children had experienced common chronic diseases. 
In addition, we have chosen a relatively large age range extending from 9 to 
18 years. The perceived position of a child in research might vary depending 
on the child’s age, the type of disease and the type of research the child is in 
invited to. Our analysis showed that disease or research experience in itself had 
a positive influence of how capable children felt to make decisions about research 
participation, but we did not find clear find a clear difference of the type of 
disease, for example between common or rare chronic diseases, neither did we 
find a distinct difference based on age. Because all these factors seemed to be 
interacting with each other, it was not possible within our analysis to address the 
influence of these factors separately. We believe this needs future studies with a 
more quantitative or mixed methods approach.

 We did not address all possible variations within the pediatric population. The 
few participants with a health condition that may involve cognitive impairment 
or diminished ability to express oneself verbally is also a limitation of our study 
as those children too deserve the chance to be heard. Further research is needed 
to provide more insight into their perspectives. The emphasis on supporting 
participation and being empowered rather than being protected may reflect the 
nature of the sample, which was predominantly children who had agreed to 
take part in research. Children in our sample who chose not to participate also 
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acknowledged factors contributing to this empowerment, including the benefit 
for others, but it was not sufficient to outweigh the expected burden for them as 
a result of interventions and timing of procedures. More research with children 
who decline is required. 

We did not interview children in a palliative research setting, children from 
different cultural backgrounds, or children from low-income countries. Therefore, 
we might have missed potential layers of vulnerabilities in our analyses relating 
to, for example, financial considerations, language, or cultural differences. 

Financial motivations
Our participants reported that a financial reward did not play a major role in 
their decision to participate in medical research. To them a substantial  financial 
compensation in return for participation seemed strange and unnecessary.11 If a 
financial motivation becomes the main or only reason for taking part in medical 
research, participants (children or parents) may fail to consider the possible 
harm, and a financial layer of vulnerability could occur. Another trigger of this 
financial layer might be gaining access to a certain drug through a clinical trial 
to which they would otherwise not have had access. For people without health 
insurance participation in medical research might be their sole means of entering 
the medical circuit. This latter situation is more likely in countries without access 
to health care and in case of poverty. Future research is required to elaborate on 
this layer and its potential implications.

Language and cultural differences
In our recruitment efforts for the Dutch interviews, none of the children with 
foreign parents whom we approached agreed to participate. A language layer of 
vulnerability may have acted as a barrier for them to consent to participate in our 
research. Language is known to be a significant barrier for medical specialists in 
the regular health care setting in their consultations with patients and can lead 
to misunderstanding or cause problems such as lack of empathy37-39 A potential 
strategy when recruiting children and parents with a different native language 
is to hire a translator to help with recruitment. Yet, if a study lacks the financial 
recourses to support participants with translation services, researchers are  more 
reluctant to invite a non-native speaker to participate in medical research.40 
and this may exclude non-native speakers (for example recent migrants) from 
important research. Asking family interpreters might be a cost-effective solution, 
but this could potentially lead to miscommunication or distrust on account of 
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power imbalances.41 We have taken language as just one example to show how 
aspects that constitute or relate to someone’s cultural beliefs or background could 
cause a layer of vulnerability. Nevertheless, we acknowledge that language is not 
the same as culture. Investing in training and knowledge of different cultural 
beliefs before beginning to recruit participants might be a helpful strategy to 
minimize layers of vulnerability relating to culture.

Conclusions

In exploring vulnerability we found that children do not focus so much on 
protection as on support that leads to empowerment. The layered approach to 
vulnerability provides a way to not only protect children, but also to empower 
them. We identified four potential layers of vulnerability: 1) relates to information; 
2) considers the burden involved in research; 3) ponders the suffering from a 
disease and 4) the impact of the lack of acquaintance with research. Some layers 
may overlap or interact with one another. If we want to support children in their 
evolving capacity, we should give sufficient weight to their voices. Importantly, 
this greatly depends on the responsibility of others such as researchers and 
parents. Based on the identified layers, we formulated responsibilities that relate 
to involvement, support, and supply of information, while keeping in mind the 
individual differences among children. We believe these insights can be useful 
for researchers and RECs to provide them with more tangible guidance when 
developing or assessing research proposals that are tailored towards children’s 
needs and wishes. Other potential layers, such as those related to financial 
motivation, language, and other cultural aspects were not present in our dataset 
but should be included in future research. 
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“I thought it could be fun and I had never done such a thing before, and I like to 
help people, and perhaps I want to become a doctor in the future so I thought it 
would be fantastic!” 

“It actually felt a bit like I was a researcher myself” 
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Abstract

Objectives: To evaluate the feasibility of a new approach to paediatric research 
whereby we involved children in analysing qualitative data, and to reflect on the 
involvement process.

Setting: This was a single-centre, qualitative study in the Netherlands. It 
consisted of research meetings with individual children at home (Phase 1) or 
group meetings at school (Phase 2). In Phase 1 we identified themes from a video 
interview during five one-on-one meetings between a child co-researcher and the 
adult researcher. In Phase 2, during two group meetings, we explored the themes 
in detail using fragments from 16 interviews.

Participants: We involved 14 school children (aged 10 to 14) as co-researchers 
to analyse children’s interviews about their experience while participating in 
medical research. Notes were taken, and children provided feedback. A thematic 
analysis was performed using a framework approach.

Results: All co-researchers identified themes. The time needed to complete the 
task varied, as did the extent to which the meetings needed to be structured 
to improve concentration. The children rated time investment as adequate and 
they considered acting as co-researcher interesting and fun, adding that they 
had learnt new skills and gained new knowledge. The experience also led them 
to reflect on health matters in their own lives. The adult researchers considered 
the process relatively time intensive, but the project did result in a more critical 
assessment of their own work.

Conclusion: The new, two-phase approach of involving children to help analyse 
qualitative data is a feasible research method. The novelty lies in involving 
children to help identify themes from original interview data, thereby limiting 
preselection of data by adults, before exploring these themes in detail. Videos 
make it easier for children to understand the data and to empathise with the 
interviewees, and limits time investment.
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Children as co-researchers

Strengths and limitations of this study

· This study describes a new approach to paediatric research whereby children 
are involved in analysing qualitative interview data.

· The novelty of this study lies in the fact that children are involved in helping 
to identify themes from original data as well as exploring the themes in more 
detail.

· This study explores the use of videos rather than transcripts to present the 
interviews to relatively young co-researchers.

· The study reflects on children’s involvement as co-researchers from 
the perspective of the children themselves and from that of the adult 
researchers.

· A limitation of this study is that in test phase presented here we limited the 
number of child co-researchers and selected the interviews from a larger 
dataset to include as much variation as possible.

Introduction

Researchers should be wary of interpretation bias when analysing data of 
qualitative studies. Qualitative research includes a subjective component 
that calls for reflexivity.1 Because the life experiences and social situations of 
children differ from those of adults, their interpretations of data derived from 
interviews with children may differ from adults’ interpretations. It is therefore 
desirable to involve children to strengthen the analysis of such qualitative data. 
There is little evidence in the literature on how children could be effectively 
involved in scientific data analysis.2-9 Other challenges regarding patient and 
public involvement (PPI)10 of children include lack of funding and lack of time, 
gatekeeping or power imbalances, and concerns about obtaining knowledge and 
training on how to involve children.2,5,11-17 Measuring the impact of a PPI process 
on research output is difficult because the involvement process itself is complex 
and therefore its impact cannot by fully captured by evaluating outcomes.18

Best and colleagues recently introduced a new method called participatory 
theme elicitation, whereby a youth advisory panel is involved in qualitative 
data analysis. The method involves capacity building (training), data selection 
by adult researchers, data sorting by youth members, and final grouping and 
analysis by adult researchers.19 A disadvantage of the method is that it involves 
data preselection by adults. We hypothesise that it is feasible to involve children 
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from the beginning of data analysis, starting with the identification of themes 
from original data.

In a larger unpublished study, we collected the experiences of young people 
regarding their participation in medical research in order to provide 
recommendations for improving children’s participation in research. In the 
present study, we aimed to explore whether it is feasible to involve children in 
the analysis of the qualitative data. We designed a two-phase approach that would 
be effective and efficient: effective in the sense that it involved children to identify 
themes as well as to explore the themes in more detail and efficient in the sense 
of limiting time investment. We also aimed to reflect on the involvement process 
from the perspective of both adults and children. The results of the qualitative 
data analysis are to be published elsewhere.

Methods

This was a single-centre study performed by researchers of University Medical 
Center Groningen, the Netherlands. We investigated the involvement of children 
as co-researchers in identifying and analysing themes from interview data 
presented on video. We conducted the investigation in two phases: Phase 1 
consisted of five individual meetings, and Phase 2 of two group meetings. In 
addition, we reflected on the children’s involvement in the analysis process.

Recruitment and sampling

Phase 1
We approached potential co-researchers through national patient support 
organizations, primary schools, hospitals, social media, and by word-of-mouth. 
No research experience was required of the participants. Sampling was based on 
age (9-18 years) and participants were required to be fluent in Dutch because the 
meetings were held in that language. Initially, seven children volunteered. They 
each received an information leaflet. Even though recruitment was challenging 
we managed to achieve our goal of five participants in Phase 1.

Phase 2
We recruited the participants for Phase 2 in collaboration with a specific primary 
school in Groningen, the Netherlands, where teachers and learners are expected 
to display an academic mind-set aimed at research and analysis.20 We invited 
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one class of 15 children of the school’s oldest leaners to participate. Ten learners 
volunteered, one of whom was unable to participate because of illness.

Informed consent

Phase 1
We supplied the potential participants with verbal and written information. We 
asked them to discuss the study with their parents and to reply by post, e-mail 
or by telephone. Before the session at the child’s home started, he or she read the 
informed consent form and discussed it with the researcher and a parent. One 
parent was present throughout the session, but was kindly asked to not interfere 
with the process. All the children, irrespective of age, were asked to sign the 
informed consent form to acknowledge that we appreciated their contribution 
equally. In accordance with the Dutch Medical Research Involving Human 
Subjects Act, parental consent was obtained in addition to the child’s consent.21 
Children were also asked to sign a confidentiality agreement regarding any 
personal information present in the data they analysed. At the end of the session 
we gave the participants a €10 gift voucher as token of our appreciation of their 
time and a certificate acknowledging their contribution as co-researchers.

Phase 2
Two adult researchers visited the primary school to meet the learners, their 
teacher and headmaster, and to introduce the research project. The headmaster 
agreed to allow the children to participate during school hours. The potential 
participants received an information leaflet similar to the one given to the 
participants of Phase 1. We asked them to complete the consent form and the 
confidentiality agreement at home with a parent, and to return the form to their 
teacher. At the end of the group meetings we gave the participants a certificate. 
These children were not given a gift voucher because they participated during 
school hours.

Data characteristics
Data from the original interview study were analysed by our co-researchers. In 
addition, the adult researchers took notes during the analyses and written feedback 
was obtained from the participants before, during, and after participating. In 
Table 1 we provide additional information on the data collected for the original 
interview study. Out of a total of 23 interviews two were excluded because they 
were not videotaped. Another five were excluded because participants and parents 
had not consented to use the video data.

5
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Table 1. Details of data of the original interview study on children’s experiences in medical research

Study characteristics

Aim To explore children’s experiences in medical research to obtain recommendations from 
their perspectives on how to improve children’s involvement in research.

Setting and 
research team

Single-centre study conducted by a team of researchers at University Medical Center 
Groningen, the Netherlands. The research team consisted of an ethicist (EM), 
paediatrician (EV), and MD/PhD student (ML). All members were trained researchers 
and/or had previous experience in conducting qualitative research.

Recruitment and 
sampling

Recruitment through health providers from several hospitals, national patient support 
groups, social media, and by word-of-mouth. Purposive maximum variation sample: 
children, patients as well as healthy volunteers between 9 and 18 years old who were 
invited to participate in different types of medical research in the Netherlands and who 
either took part or declined to take part. The participants had no prior relationships 
with the members of the research team.

Informed consent Informed consent given by one parent and the child or, in accordance to Dutch law, 
from 16 years and older by the child only.

Data collection Twenty three semi-structured, in-depth interviews, lasting between 30 and 100 
minutes, with children about their experiences in taking part in medical research, 
including recommendations for improvement of children’s involvement in informed 
consent procedures and the research itself. A topic guide was developed based on a 
previous study in the United Kingdom. Interviews performed by ML took place at 
children’s homes and were recorded on audio or video, transcribed verbatim, and 
returned to the participants. No comments from participants were received. Data 
collection continued until we reached data saturation of main themes.

Ethical approval The conclusion of the Medical Ethics Review Board of the University Medical Center 
Groningen was that this study, no. M16.192386, 10 May 2016 fell beyond the scope of 
the Dutch Medical Research Involving Human Subjects Act .

The co-researchers received a brief interactive introduction to paediatric research 
and to the original interview study. They were asked to identify the main topics 
in video interviews and to summarise them on mind maps (A type of diagram 
with lines and circles for organising information so that it is easier to use or 
remember).22, p1 To prevent the children from becoming ‘little adult researchers’ 
we did not train them extensively. Extensive training would also have been more 
time consuming for both the children and the researchers.

In Phase 1 the five co-researchers collaborated with the coordinating researcher 
(PPIA1 – PPI adult researcher 1) in a one-on-one session to identify the main 
themes in five different interviews. Together they watched a video of between 
25 to 45 minutes of another young person and discussed the emerging themes. 
This took place at the participants’ home and lasted between two and three and 
a half hours. During Phase 1 the adult researcher spent a total of eleven hours 
travelling to and from co-researchers homes.
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During the two group meetings in Phase 2, we explored in detail two themes 
that had been identified during Phase 1. For this purpose we compiled two five-
minute videos from fragments of several interviews from the dataset of the 
original study. The group meetings took place at a local primary school and 
lasted approximately two and a half hours. Travelling time for adult researchers 
was two hours, including the introductory meeting when we handed out the 
information sheets. In addition to travelling time, the time investment of adult 
researchers was approximately five hours. This included the time spent preparing 
the instructions and making the compilation videos. The material costs of the 
project were low and the travelling costs minimal.

The aim of the analysis process in both phases was to identify the main 
themes in the video through open, unstructured discussions with the child co-
researchers. To facilitate interaction and discussion the co-researchers and the 
adult researchers could pause the video at any time. They took notes of what they 
thought the interviewee found important. PPIA1 and PPIA2 allowed moments 
of personal reflection, but were on guard for potential intertwining of co-
researchers’ personal experiences with interviewees’ experiences. After watching 
the video the co-researchers drew a mind map depicting their interpretation of 
the connection between different themes.22 The mind maps were drawn on A3-
sized sheets of paper, using different sizes of sticky notes, and coloured pens. 
Besides, the participants were free to use materials of their own choice. The 
researcher asked the participants questions about the importance of certain 
themes, the identification of overlapping themes, and the reason why they had 
chosen a certain theme. The participants led the discussion and made the final 
decision in case of a disagreement about a theme.

Data collection and analysis
Before the study actually commenced, we asked the child co-researchers why 
they would like to take part. The adult researchers took notes of how participants 
fulfilled their role as co-researcher, and how the participants reflected on this 
process. Child co-researchers completed a feedback form after the analysis (Table 
2). In addition, we briefly evaluated the process orally. All meetings were recorded 
on audio tape.

We performed a thematic analysis using a framework approach.23 Familiarisation 
and initial theme identification was done by PPIA1 (ML) and discussed with 
EM (individual meetings) and PPIA2 (group meetings) based on the audio 
tape, notes, and the participants’ written feedback. Some themes, such as time 

5
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investment, were identified in advance from the literature, others were derived 
from the data. Themes were refined and conceptualised during regular meetings 
with the research team and any disagreements were discussed and a final decision 
reached by consensus. Because the sample for this exploratory study was relatively 
small, we did not aim for data saturation.

Table 2. Feedback form

1. Did you understand beforehand what your role was 
in the project? (No / a little / yes)

2. How could we improve the information about 
working as a co-researcher?

3. What was it like for you to work as a co-researcher?
a. positive aspects
b. points of improvement

4. Did you learn anything from being a co-researcher? 
If so, what did you learn?

5. Would you like to be a co-researcher more often?

6. Would you recommend other children to 
become co-researchers? Why?

7. How would you rate your time investment? 
(Too long, adequate, too short)

8. a. What did you think of the EUR 10 gift 
voucher? (Phase 1)
b. What did you think about participating in 
this project during school hours? Why? (Phase 
2)

9. Do you have suggestions for improving this 
evaluation form?

Patient and public involvement
We explored the feasibility of an approach whereby children were involved in 
qualitative data analysis, both in helping adult researchers to identify themes 
from original data as in exploring the themes in more detail.

Results

Participant characteristics
Fourteen children, eight girls and six boys, participated as co-researchers in this 
study. Two participants had experience because they had been chronic patients 
themselves. None of the children had been a co-researcher before. Tables 3 and 
4 show the characteristics of the child and adult participants.

Table 3. Child participant characteristics

Characteristics of child co-researchers N* (%)**

Sex

 Girl 8 (57)

 Boy 6 (43)

Age

 10 years 1 (7)

 11 years 10 (71)
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Table 3. Continued.

Characteristics of child co-researchers N* (%)**

 12 years 2 (14)

 13 years 0 (0)

 14 years 1 (7)

School attended
 Primary School
 Secondary School

13 (93)
1 (7)

Hospital/Disease experience (lived experience)

 Currently suffering from a disease
 Hospitalization or minor surgery in the past
 Family member(s) who suffer from a disease
 None

2 (14)
6 (43)
2 (14)
4 (29)

Research experience as participant
 Yes
 No

2 (14)
12 (86)

Experience as co-researcher
 Yes
 No

0 (0)
14 (100)

* Number of child participants; N = 14
** Rounded to nearest whole number

Table 4. Adult participants characteristics

Participant Sex Experience illness /
hospital

Research experience 
(participating in research)

Research experience 
(performing research)

PPIA1 Woman As a medical student. 
Graduated as medical 
doctor in August 2019.

Yes. Participant in two 
large cohort studies for 
several years.

Training and experience 
in qualitative research 
for PhD.

PPIA2 Woman As a medical student. 
Started internships in 
September 2019.

No previous experience 
in medical research 
participation.

Trained in qualitative 
research as a former 
psychology student.

Reflection and evaluation of the involvement process
The results can be divided into five main themes: (1) understanding the study 
procedures, (2) empowerment, (3) reflection on health and illness, (4) interest 
in the bigger picture, and (5) reflection on time investment. The results of the 
feedback form are summarised in Table 5.

5

MalouLuchtenberg_BNW.indd   111MalouLuchtenberg_BNW.indd   111 17-11-2020   11:32:3517-11-2020   11:32:35



112

Chapter 5

Table 5. Summary of written feedback

Theme (question 
from Table 2) Summary of written feedback N* (%)**

Understanding 
the study 
procedures (1,2,9)

Understanding their role as co-researcher before start***
 No
 A little
 Yes

0 (0)
12 (86)
2 (14)

Suggestions for improving the information about working as co-
researcher

 Don’t know
 Everything was clear
 Use fewer difficult words
 Explain that we had to take notes and create a mind map

4 (29)
5 (36)
4 (29)
1 (7)

Suggestions for improving the feedback form of the co-researcher project
 Adding a question about the overall experience
 No recommendations

1 (7)
13 (93)

Empowerment 
(3-6)

Positive experience as co-researcher
 Fun
 Interesting
 Helping other children
 Learning something new
 Time investment was okay
 Receiving a certificate

14 (100)
4 (29)
1 (7)
1 (7)
2 (14)
1 (7)

Points of improvement for co-researcher project
 No points of improvement
 Shorter interviews
 The project should take the whole school day (instead of a half one)

12 (86)
1 (7)
1 (7)

Lessons learnt from being a co-researcher
 Taking notes
 Critical thinking and listening
 About a medical condition
 About doing research
 About how children think and feel about research
 That children think differently from adults
 That it is fun and that you learn a lot
 Not really

2 (14)
4 (29)
2 (14)
2 (14)
2 (14)
1 (7)
1 (7)
1 (7)

Would like to be co-researcher more often including reason
 Yes, because it’s fun
 Yes, because it’s interesting
 Yes, because I like to help people
 Yes, I know what to expect now
 Yes, if it doesn’t hurt
 It is fun, but depends on how much time I have

12 (86)
5 (36)
1 (7)
1 (7)
1 (7)
1 (7)

Would you recommend others to become co-researcher?
 Yes, because it’s (super) fun
 Yes, because it’s interesting/you learn something from it
 Yes, because you receive a gift voucher
 Yes, because you can help other people
 Yes, because you get sweets
 Yes, but it depends on whether it suits them

9 (64)
7 (50)
1 (7)
2 (14)
1 (7)
1 (7)
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Time investment 
(7,8b)

Rating of time investment***
 Too long
 Adequate
 Too short

1 (7)
12 (86)
1 (7)

Thoughts on having this project during school time (Phase 2, n=9)****
 Fun/good, because you didn’t have to do schoolwork
 Fun/good, because you don’t miss free time after school
 Don’t mind

6 (67)
4 (44)
1 (11)

Compensation 
(8b)

Thoughts on receiving a gift voucher (Phase 1, n=5)****
 Fun/good
 Not necessary
 Creative

5 (100)
2 (40)
1 (20)

* Number of child participants; N = 14. Some participants provided more than one answer
** Rounded to nearest whole number
*** The feedback provided is based on a multiple choice question
**** Calculation based on a sub-selection of total participants, because children took part in a  
 different phase

1. Understanding of study procedures
When we asked the participants in the group meetings what they expected 
of the session, they remembered that the main idea was ‘doing research about 
research.’ Nonetheless, not everyone remembered the details such as whether 
photographs would be taken. Even though the information was especially written 
with children in mind, the participants recalled that it was mostly read and 
signed by their parents, and had not always been discussed with them. In the 
case of the co-researchers in the individual meetings this was different. Here the 
researcher and the parents were present and encouraged the children to complete 
the form themselves. Parents were available in the background in case their help 
was needed.

Most children reported that they had a general idea about what their role was in 
the project. We explained their role to them in detail during the actual project. 
One of them explained:

‘I already understood it but once you are doing it you understand it [better].’ 
(Girl, individual meeting)

2. Empowerment
By involving children as co-researchers they gained knowledge, they learnt 
new skills, and they became more confident in fulfilling their role during the 
analysis process. This was mostly because they enjoyed the new experience of 

5
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contributing to research or helping others. Children felt empowered by working 
as a co-researcher. One of them explained it as:

‘It actually felt a bit like I was a researcher myself.’ (Girl, group meeting)

They reported gaining new knowledge about certain health matters and they 
realised what it is like to be ill. They learnt how to do research, how to think 
critically, and how to take notes. Here are some representative answers given:

‘You have to think carefully before you draw conclusions.’ (Boy, group 
meeting)

‘A bit about how ill children felt afterwards [after participating in research].’ 
(Girl, group meeting)

All the participants were positive about the idea of being a co-researcher more 
often, mostly for similar reasons as for wanting to take part in the first place:

‘Yes, it was fun, relaxed, and instructive.’ (Girl, group meeting)

One participant, the only one attending secondary school, mentioned it would 
depend on whether he had the time to take part because of homework and sports 
activities in his free time. All participants reported that they would recommend 
others to become co-researchers, though one participant acknowledged that it 
might not suit everyone. She mentioned that some children might not enjoy it 
or might not have the skills to do such work.

During the analysis process in Phase 1, the co-researchers grew noticeably more 
confident as time progressed. The adult researcher retreated to the background 
and stimulated the co-researchers to take the lead, which most of them did 
eventually. One participants actually asked the researcher questions about her 
observations, instead of the other way around. Most participants, however, needed 
some form of structuring support from the adult researcher throughout.

During the group meetings the support needed from the adult researcher 
was different. The co-researchers needed more structuring because of group 
dynamics. Confusion due to competing voices ensued, and shyer children tended 
to not be heard. Interestingly, the two groups chose different ways of translating 
their notes to the mind map. In one group the adult researcher noticed a clear 
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distinction in participants’ role preferences, and the co-researchers divided the 
roles between themselves. Some preferred an executive role, such as writing down 
themes on the ‘sticky notes’, while others preferred to simply express their ideas 
and to play a more coordinating role. Some found it difficult to summarise their 
notes and suggested first underlining important notes:

‘We could also just first underline what we think is important.’ (Girl, group 
meeting)

The co-researchers in the other group together decided that they all wanted to 
write down their own notes on ‘sticky notes’ and to put them all on the mind map. 
The outcome was a mind map that displayed different topics as well as providing 
insight into how important the individuals thought a certain topic was by the 
number of ‘sticky notes’ on the same topic. Others only needed a bit more time 
and space to find their own role.

It was challenging for the adult researchers to not provide answers themselves 
when the participants indicated that they did not know how to proceed with the 
analysis. By repeating or rephrasing their question and by acknowledging that 
they were doing the right thing, the adult researcher could reinforce the children. 
Both adult researchers were surprised by the co-researcher’s achievements. 
Throughout the project the co-researchers displayed the ability to identify themes 
and to visualise them in mind maps, underlining the feasibility of this approach 
and its value for interpreting data.

The researchers learnt a great deal from involving children in the analyses 
because the participants were very open and direct in their feedback. If they did 
not understand something, for example, if a question was not clearly formulated, 
or if they did not understand medical jargon such as ‘treatment protocol’, they 
said so immediately.

Whereas the adult researchers tended to generalise findings, the co-
researchers stuck more to the original data. One topic, for example, dealt with 
recommendations to researchers for improving young people’s experiences when 
participation in medical research. The interviewees mentioned issues like making 
hospital visits more enjoyable and gave concrete suggestions. All the researchers, 
adults and children alike, started from the original data, but there appeared to 
be a difference in analysis. The concrete suggestions in the children’s analyses 
remained and their recommendations were therefore emphasised, while the 

5
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adults generalised them into ‘ways to brighten up the visits’. The co-researchers 
brought the adults back to the basics that were important to children.

3. Reflection on health and illness
The participants empathised with the young people who shared their experiences 
in the video. They wondered whether they were still ill or asked if they still lived 
and hoped they were all right. The following is a representative example:

‘None of these children [in the video] is deadly ill, right?’ (Girl, group meeting)

The adult researcher explained the different illnesses the interviewees had, and 
mentioned that some of them had been critically ill, for example, with leukaemia, 
but that they were stable at the time they were interviewed.

The co-researchers asked questions about the illnesses and what the consequences 
might be for the lives of the children such as two siblings with a hereditary 
condition. They also shared their own experiences, for example, about relatives 
who had cancer.

4. Interest in the bigger picture
Even though we only involved the participants in the analysis stage of the main 
interview study, they were well aware that this was part of a bigger study. They 
asked about the other participants and previous experiences with involving 
children in research analysis, and wondered whether we would show the mind 
maps they had made to the interviewees.

Some of the questions they asked were:

‘Have you been to children’s homes?’ ‘Are you also doing this [project] at other 
schools?’ ‘How many times have you done this?’ (Several co-researchers, boys 
and girls, group meetings, not clearly identifiable from the audio)

Hearing that they were the first group of children that participated as co-
researchers in this project made them feel special. They expressed the wish 
to receive the final results and hoped we would do this project again. The co-
researchers had a broader interest than just fulfilling their role as co-researchers. 
They also asked personal questions, such as why the adult researchers did this 
research project and whether it was part of their university training. They also 
acknowledged and enjoyed helping the adult researchers with their research:
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‘It is, of course, good for you [adult researchers] that we participate so that 
you can continue doing research about research of the research.’ (Girl, group 
meeting)

5. Reflection on time investment
Most children said the time investment was appropriate. One child in the group 
meetings reported that a shorter meeting would have been better because some 
children became distracted:

‘Because at the end we were chatting a bit, [we got] distracted.’ (Boy, group 
meeting)

This was also observed by the adult researchers. Another participant, however, 
reported that he would have like the session to last longer because he really liked 
it and did not want to return to his normal schoolwork. The Phase 2 participants 
all reported that it was an interesting and fun alternative to normal school tasks. 
They thought it was good to do the project during school time because this way 
they would not miss out on any free time. One of the participants explained 
this:

‘It was fun because you didn’t have to work, and if it hadn’t been during school 
it was inconvenient.’ (Girl, group meeting)

From the adult perspective, time was invested in recruitment, developing material 
to introduce and explain the procedure, and thinking about how to best involve 
children. The actual analysis with co-researchers was time-intensive and lasted 
longer than we had expected. Nevertheless, the time invested was considered 
reasonable given the empowerment of children, their learning new skills, and 
their views on our data provided additional insight, which is promising for the 
interpretation of our interviews.

Discussion

Little evidence is available on how to involve children in research.11 In this paper 
we describe how we involved relatively young children in the analysis of medical 
research interviews analysis using a two-phase approach. We deployed various 
strategies to avoid a tokenistic approach, to address challenges regarding time 
management, and to empower children during the process.

5
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Two-phase approach
Involving relatively young children, aged 10 to14, in our interview analyses was 
a challenging process. Our aim was to limit preselection of data by adults by 
introducing one-on-one meetings during which research interviews were analysed 
by young co-researchers. This approach could be considered an extension of 
Best’s ‘participatory theme elicitation’ method.19 Even though the sessions lasted 
longer than originally intended, the fact that we could focus on one individual 
worked to our advantage. In our opinion the project benefitted from the fact that 
the individual meetings were held at the children’s homes, which constituted a 
safe and familiar environment. This confirms findings from Dovey-Pearce and 
colleagues who highlighted the importance of face-to-face meetings to establish 
relationships.18 The themes identified during Phase 1 were explored in detail 
during group meetings in Phase 2. Working with a number of co-researchers in 
this phase improved the rigor of the qualitative analysis. In addition, there was an 
unexpected positive result for the co-researchers who were classmates. Their bond 
was strengthened by their shared research experience and by reflecting on health 
and illness together. The two-phase approach enabled us to achieve our research 
goals and to empower our co-researchers, while keeping within reasonable the 
time limits. This applied to adult and child researchers alike.

Use of videos in analysis
Our aim was to involve child co-researchers in interview analyses in an effective 
and efficient way. Data analysis in qualitative research is often lengthy process 
involving large quantities of text. Locock and colleagues reported that young 
people reading through the transcripts was tedious and inefficient. They 
concluded that it was more effective to discuss the data rather than digging 
into detailed transcripts.9 We decided to explore other ways of involving young 
co-researchers in interview analyses. Visuals such as photographs, drawings, 
or mapping methods are often used in collaborations with young children to 
collect data about children’s views on, for example, what they value in their 
lives.24 Darbyshire and colleagues reported that using a variety of qualitative 
visual techniques is helpful for engaging children in research. It also provides a 
good way for children to express their views. There is, however, a problem with 
using visuals as a participatory method rather than in analysis, as Darbyshire 
and colleagues pointed out: ‘…having children take photographs and then having 
only adults “interpret” (or possibly misinterpret) them is potentially an adultist 
approach to research on children that we sought to avoid.’25 For this reason we 
used videos in the analysis stage to visualise the interview data to be analysed. 
Our study confirmed the benefits expressed by Darbyshire and colleagues. The 
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co-researchers enjoyed the creative process of developing the mind map and 
the videos helped them understand and empathise with the interviewees. Using 
videos rather than transcripts made the process more time-efficient, while 
preserving the effectiveness of a thematic analysis. Another benefit of videos 
over transcripts concerned the rigor of the qualitative data analyses. The analysis 
of interview data is often assumed to start as soon as the interview has been fully 
transcribed but, even in case of a verbatim transcript including descriptions of 
vocal emotions such as laughter, the loss of key elements, such as volume of voices 
and facial expressions, remains. This could present interviewees’ experiences in 
a more abstract way than the original data show.26,27 Put differently, by using 
videos we possibly started the analysis with a more authentic representation of 
the data.

Additional considerations and further research
Time investment is an important consideration when developing ways of involving 
children in research analysis. In the method developed by Best and colleagues the 
analysis is limited to two hours. An additional time investment of four times 90 to 
120 minutes is asked of participants for ‘capacity building.’ In these sessions, young 
people learn how to design and conduct a study, how to perform qualitative data 
analyses, and they receive an introduction into the subject matter of their data.19 
We purposely did not train our co-researchers to avoid shaping them to comply 
with our idea of a qualitative researcher, and to limit time investment. Though 
we cannot make a comparison, the little training we gave our co-researchers did 
not seem to have had a negative impact on the result.

In addition to time investment, timing of research meetings should be considered. 
Many Young People’s Advisory Groups generally plan their meetings during 
school holidays or weekends.28 The INVOLVE Advisory Group of the United 
Kingdom’s National Institute for Health Research, which supports active 
public involvement in the National Health Service, public health, and social 
care research,29 identified parents and schools as a significant barrier to public 
involvement during school hours: …lack of schools’ recognition of the value of their 
work sometimes acts as a barrier to them attending events which involve travel in 
school hours.13,p12 Nevertheless, thanks to a cooperative headmaster, we managed 
to set up a collaboration with a primary school for Phase 2 of our study, and 
planned the group meetings during school hours. For our co-researchers in the 
group meetings, participating during school time was preferable to after school, 
because they reported that they had busy schedules or had to do homework 
during their free time.

5
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Our results showed that children tend to include more concrete topics in their 
analyses, whereas adults analyse data in a more abstract way. This is in line with 
the cognitive development of children, who transform from concrete to abstract 
conceptualisation later in adolescence.30,31 Consequently, we expect that an 
evaluation of the data analysis process performed by children, young people, and 
adults will provide additional interesting insights. Recently, we started testing our 
two-phase approach with young people aged 16 to 18. They will use this project for 
a school assignment, thereby creating a situation that is mutually beneficial. If this 
proves successful, we consider setting up a long-term collaboration with primary 
schools and secondary schools to optimise collaboration between researchers and 
children to help decrease the knowledge gap between academia and society.

Study limitations
To test this new approach we started with a small group of young co-researchers. 
As a consequence, we had to select of interviews from a larger dataset to analyse 
in Phase 1. We aimed for as much variation as possible within this selection, 
but we also needed to be pragmatic, regarding the length of the interviews for 
instance. In addition, in our method children were not involved in making 
choices about specific quotes used in the results sections. As recruiting co-
researchers was challenging, sampling was limited to age and to fluency in the 
Dutch language. Maximum variation sampling would, however, be preferable 
to improve reflexivity.

Conclusion

We suggest that the two-phase approach to involving young children in analysing 
qualitative data is feasible. Its novelty lies in recruiting children to help identify 
themes from original data before the themes are explored in detail. Thus 
preselection of data by adults is limited. By combining one-on-one meetings 
and group meetings the two-phase approach is an effective and efficient way 
of involving relatively young children in analysing qualitative data. Additional 
benefits are that children reflect on health and illness in their own lives, they are 
empowered, and engaged in medical research. We recommend presenting the 
interview data on videos rather than through transcripts. Videos make it easier 
for children to understand the data, to empathise with the interviewees, and it 
limits time investment.
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Discussion

“I think it was really good because my parents let me decide, they didn’t see it as 
their decision. They realized that I was mature enough and it was my life I was 
playing with and that I should be able to make that decision. I mean, parents 
as well as doctors have to understand that when a child gets a serious illness, 
they’re not children anymore. They’re almost adults in the way they think and the 
way they do things.” (Mohini, 12 years old, diagnosed with acute lymphoblastic 
leukemia at the age of 9)

The introduction of this thesis started with this quote from Mohini, emphasizing 
the importance for parents and professionals to listen to children when they 
are asked to take part in medical research. According to the internationally 
recognized rights of children as stated in the UN Convention on the Rights of 
the Child (CRC)1, children have the right to express their opinion on all matters 
that concern them. The CRC also states that children have the right to receive 
good health care and they have the right to be protected. In medical research 
practice these statements make it difficult to find a balance between enabling 
children to participate in research to increase knowledge about health care, while 
at the same time protecting them from potential harm that taking part in such 
research may involve. We addressed the need for more knowledge from children’s 
point of view on how to improve their participation in medical research. The 
following questions arose:

- Why do children participate in medical research?
- What value do children attach to the relationship with their doctors while 

taking part in medical research?
- How do children experience vulnerability while participating in medical 

research?
- Is it feasible to involve children as co-researchers in the analysis of qualitative 

research?

We aimed to answer these questions by exploring children’s lived experiences 
in both the United Kingdom (UK) and the Netherlands. To strengthen our 
analysis of the Dutch interviews we involved children from the general public. 
In the following paragraphs, we present our main findings against the backdrop 
of existing literature. Even though other researchers have previously studied 
similar aspects in pediatric research, the strength of this thesis lies in its broad 
perspective achieved by piecing together all the existing evidence. We first 
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discuss children’s experiences from their perspective as research participants, and 
subsequently, from their perspective as co-researchers. We point out implications 
for clinical research practice and reflect on the strengths and limitations of our 
methodological approach. Lastly, we offer some recommendations for successful 
co-researching with children, we present possible future projects and conclude 
with some final remarks and a personal reflection in the appendix.

Children as research participants

Children are considered a vulnerable group because of their not yet fully 
developed autonomy. Consequently, they are highly protected by law. This may 
lead to overprotecting some children and to excluding them unnecessarily from 
medical research, while others might be underprotected. In their 2016 guidelines, 
the Council for International Organizations of Medical Sciences (CIOMS) 
suggests that children’s vulnerability should be viewed in a more individual 
manner and that the potential differences between children and the situations 
in which they find themselves should be recognized.2 This view is based on 
Luna’s layered concept of vulnerability.3 Understanding what children themselves 
consider important while participating in research could help to provide them 
with sufficient protection while at the same time enabling them to participate 
in the fullest possible way. On looking back, children considered the balance 
between the burden of participating in research on the one hand and how they 
benefit from participating on the other hand as most important. They expressed 
a strong wish that by taking part in research they would be helping others in the 
future. Ultimately, they wanted their participation to result in better treatment 
for other children and, for parents, they wanted better understanding of their 
children’s diseases. Some felt they owed something to society or wanted to give 
their doctors something in return. In 2015, we introduced the concept ‘network of 
exchange’ to describe children’s motivations to help others who supported them, 
directly or indirectly .4 Interestingly, this publication sparked off a debate among 
several researchers in the American Journal of Bioethics. Questions were raised 
about the notion of regarding children as ‘active social agents’ emphasizing the 
need to enable them to participate as opposed to focusing on protecting them 
as if they were ‘vulnerable subjects’, about the justification of including social 
benefits in the informed consent procedure, and about children’s wish to give 
something to their doctors in return and how this might influence a voluntary 
decision.5,6,15,7–14 These matters are explored in more detail in the following 
paragraphs.

6
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To find a balance between burden and benefits in research, children focused on 
several aspects that could aid their decision-making about participation as well 
as their experiences while taking part. These included the type of interventions 
involved or the timing of procedures. The extent to which these aspects were 
perceived as burdensome varied between individuals and sometimes changed 
over time as children’s experiences increased. This is coherent with the findings of 
Barned and colleagues.16 Tailored information and support from parents, health 
professionals, and peers played a role in facilitating children’s decision-making. 
Disease or previous research experiences also helped children’s decision-making, 
whereas negative or no previous experiences made them rely more on parental 
support and they needed more information to come to a decision. All these aspects 
contributed towards children’s knowledge, capability, and confidence in making 
decisions about taking part in research and while participating. Empowerment17 
seemed to lower their sense of vulnerability. We used the layered concept of 
vulnerability18,19 to help formulate strategies to minimize vulnerability and 
maximize empowerment based on children’s individual needs and wishes. This 
may help researchers and research ethics committees (RECs) when developing or 
reviewing research proposals. Our main recommendations relate to information, 
support from others, and involvement of children. Children’s involvement in 
research is discussed under the heading ‘Children as co-researchers’. We first 
elaborate on children’s wish to help others by taking part in research as this 
overlaps with the recommendations.

Helping others
Understanding why children would want to participate in medical research could 
help researchers to tailor recruitment and informed consent procedures to suit 
children’s needs and wishes. Our interviewees felt empowered if, by participating 
in medical research, they were given the opportunity to help others, to have 
fun, and to learn about themselves or about their medical condition. Tromp 
and colleagues reviewed qualitative and quantitative studies on what motivates 
children and their parents to participate in pharmacological research. Among 
other reasons, they found that both children and parents considered helping 
others and contributing to science as important. They called for more data on 
underrepresented groups such as healthy children and chronically ill children 
with a special focus on factors that influence decision-making of the children 
themselves.20 Our studies confirmed their findings on participants in a wide 
range of types of medical research in the UK and the Netherlands alike. We 
provided in-depth knowledge of both chronically ill and healthy children on 
their reasons for participating. Children reported the wish that by participating 
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they would be helping other children. Their contribution would mean improved 
treatment options for others, it would help them to gain a better understanding 
of their diseases, or it would help them to manage their diseases better. These 
‘other children’ were represented by their peers who had just been diagnosed 
with the same disease or children from the public who might become patients in 
future. Children demonstrated that they could see beyond their own generation. 
Our interviewees acknowledged past contributions by others to their health care 
and, in turn, they wanted to give something to future generations. We referred to 
this as ‘intergenerational solidarity’. Whereas intergenerational solidarity often 
refers to actions within generations of families (microsocial level) or within 
certain age groups in society (macrosocial level),21 children’s reported solidarity 
reaches beyond these two levels to include future generations. In response to 
our publication,4 Staphorst and Van de Vathorst hypothesized that our concept 
of the ‘network of exchange’ concerns sick children in particular. They referred 
to their finding that helping others was mostly reported by children suffering a 
chronic disease and much less by healthy children in non-therapeutic research.8,22 
We found that the desire to help others was indeed mentioned more explicitly by 
children who had experienced being a patient themselves, while healthy children 
also reported other motivations such as being interested in research or earning 
some pocket money. According to our participants this might be because healthy 
volunteers’ contribution to the welfare of others was less apparent when they 
made the decision to participate. Healthy volunteers’ wish to help others seemed 
to become stronger during and after participation, when they had experienced 
the value for others as well as the personal gain for themselves. They reported 
that they had difficulty finding out about research opportunities in the first place 
because they had not yet been in touch with a hospital or doctor. To improve the 
recruitment of children from the general public, our interviewees expressed the 
importance of publicly sharing positive experiences to counteract the oft-heard 
negative side of research participation. They said it would help to emphasize 
the contribution to the welfare of others while at the same time stressing that 
it is interesting and a fun adventure for themselves. Children also mentioned 
building a website where information about past and future research could 
be shared. Staphorst and colleagues passed on similar advice to researchers to 
maximize non-medical benefits when designing studies.8 We argued that their 
suggestion to make it an ‘interactive game’ should be approached with some 
caution. Interaction is an important aspect in providing information, but research 
participation should not be perceived as ‘just a game’.23 Staphorst and colleagues 
also suggested teaching children about science, thereby increasing support for 
research among children from the general public.22 This is consistent with an 

6
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important aspect of the impact on young co-researchers from the general public 
who were involved in one of our studies. We discuss this in more detail under 
‘Children as co-researchers’.

Children’s wish to help others was also related to owing society or wanting 
to help science. An interesting finding of Barned and colleagues was that one 
participant with a chronic disease feels ‘a sense of obligation to participate in 
research because he supported the underlying goal of research’ and, even if it 
were to involve an uncomfortable intervention, the participant hypothesized 
that he would not withdraw.16,p25 We wonder if this should indeed be interpreted 
as a sense of obligation. Or could it be that some young people are prepared 
to carry the burden because to them the benefit of helping others by helping 
science outweighs that burden. The importance of such benefits of taking part 
in research, other than direct health benefits as opposed to the risks and burden 
of participation, is discussed in more detail under ‘Information’.

Some of our interviewees stated that they wanted to give their doctors ‘something 
in return’. Wright and colleagues commented that they emphasize the value of 
trust in patient-professional relationships that might underlie such decisions. 
Nevertheless, they also expressed the need to be aware of potentially involuntary 
decisions on the part of children and their parents. Based on the report on ethical 
issues in relation to children and clinical research published by the Nuffield 
Council on Bioethics,24 Wright and colleagues argued that professionals should 
show that they are worthy of trust’ and called for open and honest relationships.11 
The child-doctor relationship is further discussed under ‘Support from others’.

Information
Our recommendations regarding the topic information relate to the form or 
language used to present information to children as well as the content of the 
information and how it is presented to them. Information for children should be 
adjusted to their level of understanding and they should be involved in decision-
making as much as possible.25 It seems obvious that information is focused on the 
child’s level of knowledge and development. Nevertheless, the review by Grootens 
and colleagues showed that there is a readability gap between information 
leaflets and children’s actual reading level.26 Our interviewees also indicated that 
sometimes written or oral information is unclear or that researchers talk to the 
parents more than to them. Both these aspects confirm findings from the study by 
Unguru and colleagues in which most children reported they did not understand 
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the language their doctors used. The most frequent suggestion made by these 
children was that doctors speak to them and not only to their parents.27

Our participants mentioned the importance of tailoring the information to suit 
the individual child by, for example, taking into consideration their sex and 
experience. They expressed that knowing what would happen during a study 
was most important in considering to either take part in research, or not to. Not 
knowing what to expect could make children anxious.28,29 Hein and colleagues 
found that this makes it more likely for children to decide not to take part. 
Children reported that they wanted to be better informed and more involved 
in the process of giving informed consent. The children in our study wanted 
information to be directed to what they considered to be important, not just the 
risks and burdens along with other legally required information, but also the 
benefits. These benefits, that were perceived both during and after participation, 
related not only to health benefits but also to improvements in their personal 
lives, including learning about their disease, having fun, and improving their 
self-esteem.4 Similar benefits are expressed by healthy children and ill children in 
the study of Staphorst and colleagues.22 Barned and colleagues reported that some 
children find it ‘extremely rewarding and spoke about the positive feeling they 
receive from the overall experience’.16,p22 Spriggs opposed our recommendation 
to include such potential benefits in the information. Even though she agreed 
that positive experiences are desirable, she argued that they ‘cannot be guaranteed 
and it is a happy coincidence when it occurs’9,p36. She stated that personal benefits 
and positive side effects, as distinct from health benefits, should not become an 
incentive or justification to enroll children in research.9 We argued that benefits 
or positive side effects and risks of harm or burden cannot be guaranteed. This 
may not be a reason to not be open about what children might experience. There 
is always a risk of coercive influences of which health professionals should be 
aware. Nevertheless, protecting children by presenting them with an incomplete 
picture of potential risks or benefits, would not give them a fair chance to arrive 
at a well-informed decision whether the benefits outweigh the burden.23 RECs 
have an important role in assessing which benefits should be included in the 
information. In practice, some REC members reported difficulty in assessing how 
risks and burden are balanced in research.30 Therefore, we concur with Navratil 
and colleagues and Carter who argued for youth representation on RECs to help 
review the balance between risks and benefits in study protocols.13,31

Various initiatives for better ways of providing information for and 
communication with children have been suggested to foster informed decision-

6
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making. These include the use of comics32, interactive media,33,34 or shorter 
information and informed consent or assent forms.35 Although the results of 
these initiatives are often promising, evaluation of the strategies in real studies 
is lacking and some fail to test for true comprehension rather than recall of 
information.36 It is considered unlikely to find an effective one-size-fits-all type 
of informed consent or assent form and impossible to replace a personal approach 
in which research team members are knowledgeable about and sensible to subtle 
distinctions among children involved in research.35–37 More personalized and 
dynamic approaches towards informed consent have been suggested to leave 
more space for relational aspects and children’s developing capacity. By seeing 
informed consent not merely as a single moment but rather as an iterative process, 
the responsibility of the research team is in fact much broader than the legal 
requirement of informed consent implies.38–41 Our studies showed that children 
wanted to be informed, supported and involved, not just in deciding whether 
to participate but also while actually participating in research. Especially those 
children who participated to help others wanted to know whether their help 
had been of value. Not all of them knew what the outcome was of the study they 
took part in, and they recommended that researchers inform them of the results. 
When children had a trusting relationship with the research team and a positive 
research experience, they felt more inclined to participate in future research. 
We therefore recommended regarding children’s participation as an iterative 
process during which decision-making and interaction with the research team 
not only takes place during the informed consent process but throughout the 
entire research cycle. Focusing on this iterative process offers the possibility of 
improving recruitment and children’s participation in research, as well as their 
potential future participation.

Support from others
Several individuals in the children’s surroundings played an important role in 
helping them decide about participation in research and in supporting them while 
they participated. These were mainly adults, such as the health professionals and 
parents, but peers too, both friends and unknown children who had gone through 
similar experiences. Our interviewees reported that it could be helpful to have 
friends around for some distraction or to be in contact with peers who were going 
through the same process. One of the children’s recommendations to improve 
their experiences was having website where they could contact each other and 
share experiences. A case in point is the UK Health Talk website (healthtalk.
org). Similarly, Unguru and colleagues showed that three quarters of children 
involved in pediatric oncology research would have appreciated the opportunity 
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to speak to other children to help them understand what it was like to be enrolled 
in research.27 In addition to a website, we suggested that more interaction among 
children could be realized through young people’s advisory groups (YPAGs) or 
through a network of such groups.23 We discuss the role of these groups and 
networks in more detail under ‘Children as co-researchers’.

Parents and health professionals played an important supportive role in children’s 
decision-making about research and how children experienced taking part in 
research. Unlike some studies,16,27,42 none of our interviewees reported feelings 
of obligation towards parents or professionals. Parents were supportive of 
their children in helping them understand the information, by involving them 
in decision-making, by reminding them of what was about to happen, or by 
simply being around when children underwent procedures. The role of parents 
depended on individual differences and on the role of health professionals. This 
is consistent with existing literature on parents’ roles.43 Our interviewees liked 
health professionals who involved them actively in the research procedures. 
This resulted in a sense of collaboration between them. The children also 
liked health professionals who made them feel at ease. They acknowledged 
the importance of their physicians even more. Sometimes the physicians only 
helped with recruitment, while in other instances they were part of the research 
team or they were consulted by the children even though they did not play a 
formal role in research. Children felt more comfortable if they were able to talk 
to someone they knew as opposed to a stranger. They trusted someone who is 
familiar with their situation, medically competent, supportive and caring, and 
for whom their safety comes first. The importance of a helpful and supportive 
adult environment, consisting of both parents and health professionals, was 
also suggested when involving very young children in the process of assent in 
research. Factors such as familiar relationships, sufficient time investment, and 
contextual aspects were important to children’s exercise of agency.37 Relationships 
with health professionals, familiarity with the hospital and procedures, age, and 
time were also factors that enhanced consultations in the general health setting. 
This was reported by 7 to 18-year-olds with acute and chronic diseases in a 
qualitative study by Coyne and colleagues.29 Dekking and colleagues argued that 
dependent relationships of children and parents with their doctors not necessarily 
compromises a voluntary decision to take part in research, but in practice it might 
still be perceived this way.44 In contrast to studies in which a few adolescents 
felt obliged to take part in research because of a dependent relationship with 
their doctors,27,42 none of our interviewees reported feeling obliged to take 
part because their own doctor was involved. On the contrary, it empowered 
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them to be able to help their doctors by participating in research. It made them 
reciprocating individuals rather than mere patients. A trusting relationship made 
our interviewees feel freer to ask questions and to deal with uncertainties such 
as being randomized in a trial. Coyne and colleagues also found that children 
felt ‘they could ask questions freely and express their concerns’ when a trusting 
relationship was established between health professionals and chronically 
ill children.29 Whereas in theory a dual role of the researcher-physician is 
considered problematic,45 our studies imply that a dual role might help improve 
children’s experiences, especially those of patients who had established a trusting 
relationship with their doctors. In healthy children, lack of such a relationship 
made them more cautious on first contact with a researcher. Consequently, they 
depended more on parental support when they were introduced to research. 
Lack of disease experience and unfamiliarity with health care and research were 
reported by Hein and colleagues as predictors for non-participation of pediatric 
patients who just been diagnosed.46 The importance of trust in professionals for 
consenting to research was found in previous studies, although these focused 
mainly on parental consent.47,48

Trust can be justified when it is linked to trustworthiness. In practice, evidence 
must be sought for doctors to be worthy of trust,49 and trusting relationships 
are supported by governance systems that can be perceived as trustworthy.24 
A safeguard for the influence of trust to be acceptable is, for example, the 
filtering role of RECs before research opportunities are presented to potential 
participants.48 Doctors and researchers are led by ethical guidelines, but these 
guidelines are not sufficient to make them trustworthy.50 This asks for a great sense 
of responsibility and reflexivity on the part of the researchers to conduct their 
research in accordance with ethical values. Some children in our study provided 
evidence for this aspect by reporting that their doctors were honest, competent, 
and reliable - traits that make professionals trustworthy.49 Interviewees with 
disease experience reported that they perceived both their doctors and the hospital 
in general as trustworthy because they were familiar to them. Healthy volunteer 
interviewees did not show outright distrust, but some were more cautious on 
first contact with professionals in hospitals or research institutes. This calls for 
better engagement of the public in building and maintaining trust in science and 
research. Making more information about research available to the general public, 
not only emphasizing what can go wrong but also sharing positive examples as 
was suggested by our interviewees, is therefore an important recommendation. 
A Dutch example is the Kind en Onderzoek [child and research] website, (https://
www.kindenonderzoek.nl/) that was created by the research group Kind en 
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Onderzoek, the Vereniging Samenwerkende Ouder- en Patiëntenorganisaties 
(VSOP) [association of cooperating parent and patient organizations] and the 
Stichting Kind & Ziekenhuis [child and hospital foundation]. To further improve 
such initiatives, we believe it is important to invest in the interaction between 
and among children and professionals.

Implications for clinical research practice
We discussed children’s needs and wishes regarding their participation in research. 
If we want to take children’s voices seriously, we must support their developing 
autonomy. Therefore, we should not merely render them vulnerable, but we should 
also empower them and focus on adults’ responsibilities to support them.51 Generally, 
the adults are children’s parents as well as health professionals. Based on children’s 
needs and wishes, the responsibilities of professionals extend beyond the requirements 
formulated by law, such as a single moment of informed consent. It also extends 
beyond a strict division between research and care. In fact, practice appears much 
more complex and this complexity asks for a personalized approach.

Information should be tailored to meet individual needs based on children’s 
knowledge and previous experiences. Children should be updated about research 
outcomes to know how they contributed. They should be involved in decision-
making about participation before, as well as during participation, to an extent 
with which they feel comfortable. In order for children to express their wishes 
and to ask questions, a trusting environment should be created in which children 
feel at ease and one in which they feel they are taken seriously. This asks for 
relationships based on familiarity and trust, one in which the research team 
should show trustworthiness. The combined doctor-researcher role might thus 
help to improve children’s participation. Tailored information, involvement, and 
support can make children feel more inclined to participate in future research. 
We recommended regarding children’s participation as an iterative process, in 
which decision-making and interaction with the research team not only takes 
place during the informed consent process but throughout the entire research 
cycle. One of our interviewees explained perfectly what is most important in 
research participation:

“Eh, lots of collaboration. And, explain clearly what you are going to do and 
so on. And yes, because we have really done so much together, all of us; with a 
team and all that. And that made it all very pleasant, you know. It became much 
more humane, so to speak. You weren’t doing an investigation with numbers 
or something. You were just doing something together.” (Girl, 14 years old)

6
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Public engagement should be a point of interest for the research team to ensure 
that children from the general public have an equal chance to participate in 
research as patients do.

Children as co-researchers

We explored children’s experiences from their point of view as research 
participants to enable us to implement recommendations to improve their 
positions in research. Yet, to attune research to whom it specifically aims to 
benefit, children from the target group should actually be involved as co-
researchers. Given their perspective, they might emphasize different aspects of 
research based on their experiences. We involved children in a qualitative analysis 
of our Dutch interviews to improve the reflexivity52 of our research team.

Challenges
Establishing patient and public involvement (PPI) in research is challenging. 
Several concerns were reported, such as a lack of time and funding, gatekeeping, 
or power imbalances. In addition, how and to what extent children should be 
trained and involved is open to debate.53–61 PPI can be organized through single 
events where children’s input is asked, or researchers can start an ongoing 
collaboration by setting up a YPAG. These can be generic groups or groups 
that focus on specific health conditions.57,62–64 Several initiatives were set up to 
connect YPAGs and share information, such as GenerationR in the UK,65 the 
European Young Persons’ Advisory Group Network (eYPAGnet),63,66 and the 
International Children’s Advisory Network (iCAN).67,68 In the Netherlands, 
multiple Kinderadviesraden [Children’s Advisory Councils] were established. 
These councils are interconnected through the Dutch Stichting Kind en 
Ziekenhuis70 [child and hospital foundation] and they advise hospitals on health 
care processes and think along with policy developments.69 Unfortunately, often 
too much is asked of these groups, which makes gatekeeping by the facilitators 
insurmountable and not much time remains for research development involving 
children. We experienced this in our study. As a consequence, we involved 
children through single events. These were divided in two phases and took place 
at children’s homes and at a local primary school. We faced many of the other 
reported challenges and consider them in more detail under ‘Strengths and 
limitations of the methodological approach’. First, we discuss the impact of the 
collaboration with our young co-researchers, share our Nine C’s for successful 
co-researching with children and point to implications for clinical research 
practice.
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Impact
The impact of PPI does not depend solely on its added value to research, but 
also on knowledge and experience exchanged between the individuals involved. 
We found several learning exchanges between professional researchers and 
co-researchers. Although our qualitative study differed from clinical research 
in many ways, the impact on learning of those involved might be similar. We 
touched on the impact of involving children in terms of the added value to our 
research outcomes. A detailed assessment was beyond the scope of this thesis 
and will be one of our future projects.

The reported impact of involving young people in research includes 
increasing their confidence, gaining skills, being more independent, and 
career development.54,71 Our co-researchers, children from the general public, 
also reported that they had learned new skills and had gained knowledge on 
matters of health and illness, and research. Those who were involved during 
school hours welcomed the change of doing something different instead of their 
regular schoolwork. Healthy volunteers also reported that having fun and gaining 
knowledge were benefits of participating in research , just as having a day off 
from school was. These benefits were found both in the study by Staphorst and 
colleagues22 and in our own study. Some co-researchers said they liked helping 
others. Similar to what our research participants demonstrated, this was related 
to helping sick children, but also to helping research or, more specifically, the 
individual researchers. The co-researchers displayeda broader interest than 
merely fulfilling their role as co-researchers, because they also asked questions 
such as why the adult researchers did the research project and whether it was 
part of their university training. They valued and enjoyed helping the adult 
researchers with their research. Our co-researchers empathized with the children 
in the videos who shared their illnesses and research experiences which the 
co-researchers helped analyze. It made the co-researchers reflect on health and 
illness in their own lives and in the lives of relatives and friends. This showed 
that involving children from the general public enhances their engagement with 
both medical research and the clinical field.

The impact of PPI in terms of added value to research outcomes is difficult to 
measure because of the complexity of the involvement process. Measuring impact 
in a quantitative way is unlikely to be beneficial because potentially it may miss 
out important contextual influences specific to a certain research project. Besides, 
researchers do not know beforehand what new knowledge others will contribute, 
because they themselves do not have that knowledge.72 Best and colleagues73 and 
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Locock and colleagues74 found that on the whole the young people involved in 
their qualitative interview analyses identified similar themes to those identified 
by adults, but they pointed out some important nuances. Similarly, we found that 
children in our analysis placed more emphasis on concrete examples, such as 
the interviewees’ recommendations on making research more pleasant, whereas 
adult researches had generalised them into one overarching theme. In so doing, 
the children brought us back to the importance of considering details. This 
finding seemed to be beneficial, not only for our results, but also shaped our 
own thoughts of how research might be translated into practice. This resonates 
with different ways of learning impact on researchers as described by Staley and 
colleagues. They found that researchers gain knowledge they would not otherwise 
have learned from textbooks, and they gain communication skills that could 
facilitate engagement of the general public.75 Locock and colleagues reflected 
that the young people in their study taught them that a more creative and less 
process-driven approach is desirable for PPI in analysis of qualitative data.74 The 
importance of a dynamic and flexible approach when involving young people 
was also reported in other studies.76,77 In our study we chose a creative approach 
towards presenting and analyzing the data. Children were asked to identify the 
main topics in video interviews and to summarise them on mind maps (a type 
of diagram for organizing information)78, using different sizes of sticky notes 
and coloured pens. Our choice of presenting the data through videos rather than 
transcripts was aimed primarily at making the involvement process more feasible. 
Additionally, it made us realize that by using videos we perhaps presented the 
data in a more authentic way. In transcriptions, even verbatim, elements such as 
volume of voice and facial expressions are lost. Thus participants’ experiences 
might be presented in a more abstract way than the original data.79,80 This left 
us with the question whether video data could be of added value to our own 
traditional way of analyzing transcripts to improve the rigor of analysis processes. 
It also made us wonder whether presenting the data on video was the reason why 
children tended to stick to more concrete themes, while adults analyzed data in 
a more abstract way. This difference between children and adults may be partly 
explained in relation to the cognitive development of children, who transform 
from concrete to abstract conceptualisation later in adolescence.81,82

Network of exchange

In the previous paragraphs, we discussed children’s experiences from their point 
of view as research participants and as co-researchers. Exploring children’s 
experiences deepened our understanding of their needs and wishes. These can 

MalouLuchtenberg_BNW.indd   138MalouLuchtenberg_BNW.indd   138 17-11-2020   11:32:3817-11-2020   11:32:38



139

Discussion and Conclusion

be understood by means of the concept of a ‘network of exchange’. We first 
introduced this network of exchange to explain children’s wish to help others 
by participating in research because of their acknowledgement of efforts from 
children in the past, or the good care they received from parents or doctors. 
Our exploration of the child-doctor relationship, children’s perception of their 
vulnerability, and the experiences of our collaboration with young co-researchers 
provided further insight into this network of exchange.

Children needed support from their parents, health professionals, and peers 
to improve their decision-making about research and their overall experiences 
while taking part in research. These individuals all interacted with each other 
to guarantee adequate support. A long-term child-physician relationship, for 
example, helped children to feel at ease, to ask questions about the research, and 
it sometimes led to a sense of mutuality. They wanted to show that they were not 
mere patients but reciprocating individuals, who wanted to give their doctors 
something in return and to help researchers to improve health care for children in 
the future. The knowledge children gained about their illness and their research 
experiences empowered them. They felt more confident and better prepared to 
make decisions regarding their participation. Sometimes, these experiences made 
them feel more inclined to participate in future research.

Children who were involved as co-researchers occupied a special place in 
the network of exchange. The co-researchers helped to give a voice to the 
interviewees and thus helped future patients. The co-researchers and adult 
researcher exchanged their knowledge and learned through interaction. For the 
co-researchers, it resulted in greater awareness of the need for pediatric research, 
they reflected on health, and illness in their own lives, and they learned new skills. 
The adult researchers became more aware of the needs and wishes of children, 
and it increased reflectivity on their own work. Involving children in research 
therefore has the power to bridge the gap between academia and society.

The interaction of all the individuals in children’s networks resulted in an 
exchange of services that were beneficial for each individual. Moreover, it will 
contribute to improving health care for children in the future. Figure 1 provides 
an overview of this network of exchange. More focus on this network will 
empower children who participate in medical research

6
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Figure 1. The network of exchange in pediatric research
Note. The arrows symbolize the exchange of services and learning between the individuals or 
group of individuals with children who participate in research. The relation that is displayed 
with a dotted line was based on our own hypothesis that co-researchers from the general public 
may be classmates or friends of patients. Their potential exchange lies in the possibility to inspire 
each other to participate in research as a healthy volunteer, or to help science as a co-researcher. 
Peers and parents of pediatric patients may support each other by helping their friend and child.

Strengths and limitations of the methodological approach

In this thesis we provide in-depth knowledge on how children experienced taking 
part in research. We conducted one-on-one, face-to-face interviews with children 
in their own homes (Chapters 2, 3, and 4). Interviewing children in a familiar 
environment helped them feel at ease during the interview. Children helped with 
installing the audio and video equipment and were given the lead to start, pause, 
and stop the audio tape. We gave children a voice not just by inviting them as 
participants, but also by involving them as co-researchers (Chapter 5). Moreover, 
the meetings with our co-researchers took place in surroundings that were familiar 
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to them. We let them collaborate with young adult researchers and a parent 
was present in the background during the one-on-one meetings. The children 
involved in the group meetings all knew each other from school. We believe 
that creating safe and familiar environments helped to decrease any potential 
feelings of power imbalances as described in literature.83 This also resonates with 
literature reporting that face-to-face meetings are important to make them feel at 
ease and to establish relationships with co-researchers.76,77,84 Involving children 
as co-researchers improved the rigor of our analysis. Our study is also a valuable 
addition to the relatively scarce literature on children’s involvement in research. 
Another strength is our multidisciplinary team of international collaborators 
with backgrounds in sociology and philosophy, complementing our own team 
with backgrounds in pediatrics and ethics. Lastly, we want to point out that our 
interviewees included both patient participants and healthy volunteers, who all 
took part in different types of medical research. Some had declined to participate 
in research or had withdrawn from research. We extended the amount of data 
by combining our Dutch dataset with the dataset obtained in the UK. This 
enabled us to dig deeper into children’s experiences regarding their relationship 
with their doctors and the research team (Chapter 3) and children’s views on 
vulnerability and empowerment (Chapter 4). Nevertheless, despite of the range of 
participants we recruited, some groups or characteristics were not represented in 
the maximum variation possible. Finding interviewees with experience as healthy 
volunteers or who had decided to decline or withdraw from research was difficult. 
We were also unable to find participants from different cultural backgrounds 
and areas such as a palliative setting or children from low-income countries. 
Especially for our study on children’s vulnerability (Chapter 4), this might have 
led to additional insights. De Vries expressed the criticism that our secondary 
analysis on the UK data only (Chapter 2) did ‘not go beyond tokenism’, referring 
to Hart’s ladder of participation,85 because we did not involve the interviewees 
in our interpretation. She mentioned the YPAG of the Medicines for Children 
Research Network (MCRN) in the UK as an initiative that is actively involved in 
designing studies and evaluating information and consent forms.10 This network, 
including individual young people, was actually represented on the advisory 
panel that steered the design of the interview schedule, data collection, and 
analysis, and as we pointed out previously,23 members of the MCRN helped to 
recruit participants for the primary study performed in the UK,86. Hart defined 
tokenism as ‘instances in which children are apparently given a voice, but in fact 
have little or no choice about the subject or the style of communicating it, and 
little or no opportunity to formulate their own opinions’.85,p9 Indeed, we did not 
perform our secondary analysis with the young people themselves. Nevertheless, 
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we argue that this should not be seen as true tokenism. The qualitative method 
with semi-structured interviews was used to explore children’s experiences and 
to test hypotheses that were derived from other interviewees’ opinions. Through 
this iterative process interviewees helped to voice each other. In addition, at the 
end of the interview, the children were asked to summarize their most important 
experiences, which prompted the identification of our themes. In this secondary 
analysis we considered it unfeasible to involve the young people from the UK 
because the analysis was carried out in the Netherlands. Involving Dutch children 
was unfeasible because of the language barrier. Lastly, we want to point to the 
often-used abbreviation PPI, which implies that involving patients and members 
of the general public is one and the same. There are several differences, however, 
between patients and members of the public.87 In some projects, children are 
asked because they represented the points of view of child-members of the general 
public, while in other cases it might be more beneficial for research to investigate 
the perspective of pediatric patients. We recruited children from the general 
public in our research (Chapter 5). We hypothesized that involving patients in our 
research might increase the risk of their personal background influencing them 
in one direction or another. Yet, exactly such shared disease experiences could 
make these children more understanding of interviewees with the same health 
conditions. Another reason for our choice was that we considered it unrealistic 
to recruit patients with conditions that match the conditions of our interviewees 
within the available time frame. The benefit of collaborating with children from 
the general public was that we found out how PPI increased their awareness 
of the need for medical research and for us to realize how willing they were to 
contribute to science - all adding to the network of exchange.

The way forward

This thesis aims to provide insight into children’s experiences and thus to 
improve their participation in medical research. We argued that children should 
be considered as co-researchers to tailor each study to suit the needs and wishes 
of those children whom it concerns. Fortunately, there is a growing recognition 
of the need to involve children in research, but the question how to accomplish 
this remains. The answer is not easy. Each study is unique. The reality is created 
through the interaction of everyone involved, all of whom contribute their own 
knowledge and experience. Because of this complexity, there is no one-size-fits-
all tool for involving co-researchers. We developed the Nine C’s to provide some 
guidance (Figure 2). The Nine C’s should be seen as considerations that could 
help shape future research involving young co-researchers.
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Figure 2. The Nine C’s for successful co-researching with children

The Nine C’s are based on feedback from our co-researchers, our own experiences, 
and the results of a workshop we held at the annual iCAN conference, June 2019, 
in which both children and adult professionals took part. Our local Children’s 
Advisory Council also provided input. The children and young people involved 
were patients or members of the general public, some of whom were involved in 
patient advocacy and others in research. The adults participating in the iCAN 
workshop were facilitators of YPAGs and other professionals who have affinity 
with involvement of children in health care and research. Below we provide a 
more detailed explanation of the Nine C’s:

6
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Courage: Involving children in research is challenging, it takes courage and the 
right motivation is key. If you are not planning to incorporate children’s feedback, 
then do not ask them. Be aware that it takes courage from children too. They 
might feel that they do not have the knowledge or experience, so make them feel 
safe and be patient, listen to them. Think carefully about who can help you to 
develop your research and at what stage of the research process. Find children 
who are motivated and eager to learn.

Clock: Take time to prepare meetings and make sure you have tailored 
information. Realize that children also invest their time, so do not waste it.

Cost: Make sure you have sufficient funding for the involvement process. The 
main costs involve funding research time. When carried out locally, travel 
expenses and material costs should be relatively low.

Collaboration: Create a win-win situation. Children will show you what it is 
like to live with a health condition, how to tailor research towards their needs, 
and they will also let you know when something does not work. In exchange, 
they learn about health care and research, develop leadership and other skills 
and they may get ideas about their future careers. If appropriate, consider shared 
authorship or co-presentation at a conference.

Creativity: Be creative and try different working forms. Do not expect children 
to work the same way as adults would. Meet face-to-face.

Chaos: Do not hold on too strictly to your organized research structure, some 
chaos might benefit the outcome of this collaboration. Interact with children and 
leave space for personal reflection on both sides.

Cookies: Provide cookies and other refreshments.

Compensation: Reimburse travel expenses, discuss compensation for children’s 
time or provide them with volunteer hours (for school). Consider given them a 
voucher or small gift.

Celebration: Working with children is fun! Exchange passion and celebrate 
successful outcomes together. Keep in touch.
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Many great initiatives have been set up to share knowledge on PPI. Providing 
an overview goes beyond the scope of this thesis, but we have added some 
suggestions for further reading in the appendix. We believe that it is only through 
collaboration that we might succeed in changing the future landscape of research 
and to turn PPI into the new standard. We hope to contribute to this objective by 
means of the following projects, some of which are being developed or already 
in progress:

1. Assessing the two-phase approach for involving children and young people in 
a qualitative data analysis. Currently, we are working on a follow-up study 
of the study presented in Chapter 5. We are collaborating with young people 
aged 16 to 18, who will be using this project for a school assignment. The 
proposed outcome is a shared publication and presentation at an international 
conference. We are also working on an assessment of the outcomes of the 
interview analyses from the perspectives of children, young people, and 
academic researchers. This follow-up study was facilitated by the UMCG 
Innovation Prize awarded to the author of this thesis at the end of 2019. It 
was a major recognition of the importance of this innovative field of research 
and an encouragement to further develop this approach.

2. Setting up an advisory group with children and young people to work on 
shared research projects with academic researchers. The aim of this group is 
to assist researchers who want to involve children in their research and to 
provide feedback on documents such as patient information leaflets. This 
project could be in the form of a collaboration between local schools and the 
university hospital to combine the expertise of patients and children from 
the general public and to increase public engagement in research. It would 
be interesting to collaborate with the local REC and, hopefully, we could join 
up with international networks such as eYPAGnet and iCAN to learn from 
each other and to strengthen children’s voices in research globally.

3. Assessing clinical research agendas involving children. Before 2016, young 
people were involved in a mere 5% of all research agendas for clinical 
studies with chronic patients,88 but since then some new initiatives have 
been reported.89,90 There is a lack of knowledge about how such initiatives 
could be translated to the development of new research and how this should 
be assessed. There is a need to set up a dialogue with children and other 
stakeholders, such as funding agencies and grant reviewers, on how initiatives 
could be implemented in the changing research structures.

6
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Conclusion

With this thesis we aim to contribute to the participation of children in medical 
research by exploring their self-reported experiences. Based on children’s 
needs and wishes, the responsibilities of professionals should move beyond the 
requirements formulated by law, such as a single moment of informed consent 
and a strict division between research and care, because practice appears to be 
much more complex. This complexity asks for a personalized approach that takes 
into account children’s diseases and research experiences, information needs, 
and the relationship with the research team, parents, and peers. We recommend 
considering children’s participation in research as an iterative process in which 
the relationships are fostered with the individuals they know. This should result 
in a better balance between providing protection and enabling participation. 
Tailored support shall increase children’s knowledge, their capability, and 
confidence. It shall empower them to make decisions about taking part in 
research, decisions while participating, and it shall make them more inclined to 
consider taking part in future medical research. We introduced the concept of 
a ‘network of exchange’ to describe the needs and wishes reported by children 
and their interactions with their doctors, the research team, parents, and peers. 
Focusing on this ‘network of exchange’ shall empower children who participate 
in medical research, now and in the future.

We advocate the innovative notion of involving patients and children from 
the general public in medical research as co-researchers. We challenge clinical 
researchers to tailor each study towards children’s personal needs and wishes, and 
to make research outcomes more relevant to them. Specific attention is required 
to increase awareness among children from the general public of the need for 
pediatric research. Involving and engaging children in research will decrease the 
gap between academia and society.
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Research meets poetry

Acht ogen

Onderzoek met kinderen is heel belangrijk om
meer kinderen beter te maken
maar kinderen hebben ook een stem
waar we naar moeten luisteren.

Leren onderzoeken is ook leren
vragen te stellen over antwoorden
leren dat ik misschien niet alles begrijp
omdat ik volwassen ben
leren dat ik misschien niet altijd
met mijn eigen oren moet luisteren.

Zijn kinderen niet hetzelfde als volwassenen?

Ze zijn natuurlijk allebei mensen
maar kinderen denken wel anders dan volwassen
omdat ze niet dezelfde dingen weten
kijken ze ook anders naar de wereld
ze kunnen zelf vinden wat ze van mensen vinden.

Ik leer dingen die we niet doen op school
door te luisteren naar verhalen
ik leer hoe het is om iemand anders te zijn
hoe het voelt om ziek te zijn
in een lichaam te wonen dat niet werkt
zoals het mijne.

Ik leer om samen te werken
we zijn allebei een glas half vol
vullen elkaar aan tot de rand
zonder dat het overstroomt.

We leren de wereld op een andere manier begrijpen
door vragen te stellen, samen te werken
van gedachten, ideeën een web te weven
als spinnen leren we lopen over draden
ineens hebben we acht ogen
zien we nieuwe dingen.

Maaike Rijntjes
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Appendix

Personal reflection: why children’s voices matter!

In March 2019, I attended a workshop on youth participation in research together 
with one of my 11-year-old co-researchers Hetteke and colleague Laura. The 
workshop, developed by adults, consisted of two parts. First, Laura and I were 
separated from the young people, mostly adolescents, and Hetteke was by far 
the youngest. We were given a lecture on youth participation and Hetteke and 
the others discussed what they thought good adult researchers looked like. 
Afterwards, we exchanged experiences and an interactive part followed. Adults 
and young people collaborated in different sessions, they explored strategies how 
to best collaborate and they inspired each other. Hetteke and I created our own 
little masterpiece “The Flow”, to symbolize our research collaboration. After the 
workshop , we shared our experiences in a news blog on the website of the Child 
and Hospital Foundation. From her perspective, Hetteke explained what she had 
learned and how she thought the workshop could be improved. She had a clear 
advice for the organization:

“It’s a pity that they only spoke about how a researcher should deal with a child, 
but not how a child should deal with a researcher... I do understand that this 
course is mainly aimed at researchers, but if you talk about how a researcher 
should deal with a child, why not also the other way around?” (Hetteke, 11 
years old)

At that time, I had not expected that a year later, while re-reading it, I would 
realize that she had actually pointed towards some of the main messages in this 
thesis. Hetteke, and all the other children with whom I had the pleasure to work, 
taught me that children and adults should work as equal partners to achieve the 
best result. Not only should a researcher be taught how to deal with children, 
children should also learn to deal with researchers. It is important to realize that 
we all have our own needs and wishes and we all have our own qualities that 
complement each other. One of the conclusions of our co-researcher project is 
that children may help in bringing us back to the basics. Whereas they stuck to 
the concrete examples provided by the interviewees, us adult researchers looked 
for abstraction of concepts. Abstract thinking is a skill that develops towards 
adulthood. We need it to engage our academic colleagues from over the world, 
but children’s concrete way of thinking is needed to engage with children within 
our society. Children can help us to return knowledge to whom it was intended 
for in the first place. If we do not create a trusting environment in which everyone 
involved feels encouraged to share his or her point of view, then the road toward 
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Personal reflection

the end, as well as the result itself, will be less successful. The Flow symbolizes 
this road: it takes time, courage, and some chaos, but provided there is mutual 
trust, the collaboration shall result in something great, such as a PhD thesis!
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Further reading on patient and public involvement

The list below is intended for researchers who are interested in involving 
children in their research and provides suggestions for further reading on 
patient and public involvement. It contains both international and national 
resources regarding information, examples, tools and literature, some of which 
are intended for the general public while others aim specifically at children. In 
this thesis we use the term patient and public involvement for those individuals 
who were actively involved as co-researchers and the term engagement for 
creating awareness. These terms are, however, sometimes used vice versa by 
others. In the Netherlands, involvement is most often referred to as participatie 
[participation], which could be a bit confusing because the same term is used 
for research participation. Researchers should be aware of these different terms 
and definitions, and carefully assess what has actually been done. The list is not 
intended as an exhaustive overview of all existing initiatives. Our wish is to 
provide researchers with some direction towards extending their insight in the 
matter.

International initiatives
- NIHR INVOLVE: https://www.invo.org.uk/
- Patient Focused Medicines Development (PFMD): https://patient 

focusedmedicine.org/
- James Lind Alliance (JLA) – Priority Setting Partnerships (PSPs): http://www.

jla.nihr.ac.uk/
- International Children’s Advisory Network (iCAN): https://icanresearch.org/
- European Young Person’s Advocacy Group (eYPAGnet): https://www.

eypagnet.eu/
- GenerationR UK: https://generationr.org.uk/

Dutch initiatives
- Participatiekompas: https://participatiekompas.nl/
- ZonMw Participatie: https://www.zonmw.nl/nl/over-zonmw/participatie/
- School for participation: https://schoolforparticipation.com/
- ZonMw Jongerenparticipatie in onderzoek: https://www.zonmw.nl/nl/

onderzoek-resultaten/jeugd/jongerenparticipatie-in-onderzoek/

Reporting and publishing
- Guidance for Reporting Involvement of Patients and the Public (GRIPP) 

[checklist]: Staniszewska S, Brett J, Simera I, et al. GRIPP2 reporting 
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Further reading on patient and public involvement

checklists: Tools to improve reporting of patient and public involvement in 
research. BMJ. 2017;358. doi:10.1136/bmj.j3453

- Health Expectations [journal]: https://onlinelibrary.wiley.com/journal 
/13697625

- BMC Research Involvement and Engagement [journal]: https://research 
involvement.biomedcentral.com/
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Chapter 1. Introduction 
According to the Convention on the Rights of the Child children have the right 
to express their opinions on all matters that concern them. It also states that 
children have the right to receive good health care and the right to be protected. 
In medical research practice this leads to difficulty in finding a balance between 
enabling children to participate in research to increase knowledge about health 
care, while at the same time protecting them from potential harm that may be 
involved by taking part in such research. Children are considered a vulnerable 
group, not entirely competent to give their informed consent. Consequently, 
they depend on their parents or legal representatives to make decisions on their 
behalf. There is an ongoing debate about how and to what extent children should 
be involved in decision-making and what the role is of parents and professionals, 
such as children’s physicians. In this thesis we aim to improve children’s research 
participation by addressing the following questions: 
- Why do children participate in medical research?
- What value do children attach to the relationship with their doctors while 

taking part in medical research?
- How do children experience vulnerability while participating in medical 

research?
- Is it feasible to involve children as co-researchers in the analysis of qualitative 

research?
 
We explored and evaluated children’s self-reported experiences in the Netherlands 
and the United Kingdom (UK). In the Netherlands we interviewed 29 children 
aged 9 to 18 years old and performed a secondary analysis of data from interviews 
with children and young people in the UK. The latter was based on a subset of the 
primary study that involved 32 interviews with children and young people aged 
10 to 23 years. The interviewees had all been invited to participate in medical 
research, some of whom decided not to take part. They had different types of 
health conditions or took part in medical research as healthy volunteers. Dutch 
children from the general public aged 10 to 14 years collaborated with us as co-
researchers to strengthen our analysis of the Dutch interviews. 
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Chapter 2. Children’s reasons to participate in research  
To find ways of improving children’s participation in research, we started by 
exploring what motivated children to take part. Chapter 2 describes a secondary 
analysis of interview data with children and young people, aged 10 to 23 years, 
about their experiences while taking part in clinical trials. We found that both 
personal benefit and helping others were important reasons for them to consider 
participation. Children hoped for a better outcome of their disease or wanted to 
try new medicines, but they also expressed reasons that pointed to enrichment 
of their personal lives. These involved restoring self-esteem, regaining a sense of 
control after being diagnosed, and making them feel special in a positive way. 
Some personal benefits were not a motivation to take part but were noted after 
having participated. Receiving a reward was not an important incentive, but 
they did feel it was a way of expressing that their contribution was appreciated. 
Children wanted to help other children to improve their health, to help them to 
have a better understanding of their disease, or to manage their disease better. 
They acknowledged contributions to their own health by others in the past 
and wanted to give something to future generations in return. We referred to 
this as ‘intergenerational solidarity’. Some children felt they owed society or 
wanted to give something to their doctors in return. We introduced the concept 
of a ‘network of exchange’ to describe children’s motivations to help others in 
general. 

Chapter 3. The child-doctor relationship in research 
One of the findings described in the previous chapter was that some children 
wanted to ‘give something in return’ to their physician by taking part in research. 
While this is praiseworthy, it could also be harmful if it is associated with a 
feeling of involuntary consent. Therefore, in Chapter 3 we explore the child-
doctor relationship in research in more detail. We re-analyzed the UK data and 
enlarged the dataset with newly obtained data from the Netherlands, focusing on 
9 to 18-year-olds. We found that familiarity and trust between children and their 
doctor was important and related to the extent to which children thought doctors 
understood their situation, were medically competent, showed support and care, 
and gave priority to the individual child’s safety. A trusting relationship was not 
necessarily a precondition for taking part, but children felt less overwhelmed if 
they were first approached by someone they knew, they felt more at ease to ask 
questions and it helped them to make a voluntary decision. Healthy volunteers 
also expressed that becoming acquainted with the doctor or researcher was 
important in feeling comfortable about taking part in research. Because they 
did not have an established relationship with health professionals they were 
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more cautious when they considered research opportunities and they looked 
for more support from their parents. None of the children had felt obliged to 
take part. Interestingly, the child-doctor relationship sometimes led to a feeling 
of mutuality and enhanced children’s confidence. It made children more inclined 
to considering future participation. 

Chapter 4. Vulnerability and empowerment of children in research 
In medical research guidelines children are often labeled as a vulnerable group. 
This may lead to overprotection of some children and unnecessary exclusion of 
these children from medical research, while others might be underprotected. 
In Chapter 4 we explore the children’s experiences to gain detailed insight into 
what children themselves considered important while participating in medical 
research. For this purpose we used the same dataset as in the previous chapter. 
We found that children took for granted certain legal requirements to protect 
them, such as shared responsibility between them and their parents in the 
informed consent procedure. They focused more on how their participation in 
research could be improved and they expressed a strong wish that by taking part 
in research they might help others. Personal factors as well as contextual factors 
related to the research itself, or support from others, played a role. Burden as 
a result of interventions or timing of procedures were important in children’s 
consideration whether or not to participate. Personal factors, such as disease or 
previous research experiences, positive or negative, could also foster a decision 
to participate in research. Negative or no previous experiences made children 
rely more on the support from others and they needed more information to 
be able to decide. Tailored information and support from parents, peers, and 
professionals made them feel at ease and that they were taken seriously during 
research participation. Most of these factors were important to the children. 
They contributed to children’s knowledge, capability, and confidence in 
making decisions about taking part in research, or to rather not take part, and 
during research participation. We used the layered approach to vulnerability 
for framing the concerns and recommendations that children reported. We 
formulated strategies to minimize children’s vulnerability and to maximize 
their empowerment. These strategies related to information supply, support, and 
involvement. The insights gained are useful for researchers and research ethics 
committees (RECs) to guide them in providing tailored protection while at the 
same time enabling children to participate as much as possible. 
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Chapter 5. Children as co-researchers 
Children may interpret the voices of their peers differently and they might 
emphasize different aspects, because they have different life experiences. 
Therefore, to strengthen our analysis of the Dutch interviews, we asked children 
from the general public to become our co-researchers. In Chapter 5 we report 
on the feasibility of involving children in qualitative data analysis and we reflect 
on the collaboration process from the point of view of the young co-researcher 
and the adult researchers. Given the lack of knowledge in this area of research, 
we developed a two-phase method to involve children in our qualitative data 
analysis. The approach consisted of identifying themes in one-on-one meetings 
at children’s homes and exploring themes in more detail in group meetings at a 
local school. The themes were derived from the interview data that were presented 
to the co-researchers through videos. All our co-researchers identified themes 
that they thought were important. The amount of time they needed to complete 
their task varied, as did structure during the meetings to concentrate on their 
task. The children themselves rated the time required for the task sufficient and 
they valued being a co-researcher. Forming part of the research team empowered 
them: they had fun, they found it interesting, it increased their knowledge, and 
they learned new skills. Interestingly, the co-researchers empathized with the 
young people who were sharing their experiences in the video, which made 
them reflect on health and illness in their own lives. They were also interested 
in the bigger picture of the original interview study and in the careers of the 
adult researchers. For adults, the process was time-intensive but, nevertheless, 
considered reasonable given the importance of strengthening reflexivity of their 
research team, the positive impact on the co-researchers involved, and because 
it resulted in a more critical assessment of their own work. Whereas the adult 
researchers tended to generalise findings, the co-researchers stuck more to the 
original data. Therefore, the co-researchers brought the adults back to the facts 
that were important to children. We concluded that our two-phase method for 
involving children in research was feasible. Its novelty lies in having children 
assist in identifying themes from original data, thereby limiting preselection 
of data by adults. We recommended using video data instead of transcripts 
to present data to the co-researchers because it makes it easier for children to 
understand the data, to empathize with the interviewees, and it limits the amount 
of time invested. 
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Chapter 6. Discussion and Conclusion 
With this thesis we aim to contribute to the participation of children in medical 
research by exploring their self-reported experiences. Based on children’s needs 
and wishes, the responsibilities of professionals should extend beyond the 
requirements formulated by law, such as a single moment of informed consent and 
a strict division between research and care. Practice is much more complex. This 
complexity calls for a personalized approach that takes into account children’s 
diseases and research experiences, information needs, and the relationship with 
the research team, parents, and peers. We recommend considering children’s 
participation in research as an iterative process during which the relationships 
with people familiar to them are fostered. This approach will result in a better 
balance between providing protection and enabling participation. Tailored 
support shall increase children’s knowledge, their capability, and confidence. 
It shall empower them to make decisions about whether or not to take part in 
research, while actually participating, and it shall make them feel more inclined 
to consider participating in future research. We introduced the concept of a 
‘network of exchange’ to describe the needs and wishes reported by the children 
and their interactions with their doctors, research team, parents, and peers. 
Focusing on this ‘network of exchange’ shall empower children who participate 
in medical research, now and in the future. 
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Nederlandse samenvatting

Voorwoord

“Ik denk dat het heel goed was, want mijn ouders lieten mij beslissen, ze zagen 
het niet alsof het hun beslissing. Ze beseften dat ik volwassen genoeg was en dat 
het mijn leven was waarmee ik aan het spelen was en dat ik die beslissing zou 
moeten kunnen nemen. Ik bedoel, zowel ouders als artsen moeten begrijpen 
dat wanneer een kind een ernstige ziekte krijgt, het geen kinderen meer zijn. Ze 
zijn bijna volwassenen in de manier waarop ze denken en de manier waarop ze 
dingen doen.” (Mohini, 12 jaar oud, op 9-jarige leeftijd gediagnosticeerd met 
acute lymfoblastische leukemie)

Zo is het allemaal begonnen: een intrigerende uitspraak van Mohini, een meisje 
van slechts 12 jaar oud. Ze legt uit hoe belangrijk het is om goed te luisteren naar 
kinderen die worden gevraagd om deel te nemen aan medisch-wetenschappelijk 
onderzoek. Ik kwam de uitspraak tegen in een van de vele video’s op de Health 
Talk-website (healthtalk.org), waarin mensen hun ervaringen delen met ziekte en 
gezondheid. De website wordt beheerd door de ‘Dipex Charity’ in het Verenigd 
Koninkrijk (VK) en is gevestigd op de afdeling ‘Primary Health Care’ aan de 
Universiteit van Oxford. De website toont de verhalen van mensen die bij hen 
thuis door onderzoekers zijn geïnterviewd. Een deel van deze interviews zijn 
gehouden met jongeren die deelnemen aan medisch onderzoek. In de video-
interviews leggen jongeren uit hoe zij zich voelden en wat hun gedachten waren 
op het moment dat ze werden gevraagd om deel te nemen aan medisch onderzoek. 
Ze vertellen waarom en hoe ze besloten om wel of niet deel te nemen, en hoe ze 
omgingen met gevoelens als hoop en onzekerheid. Het verhaal van Mohini en 
dat van andere kinderen raakte me. Ik realiseerde me hoe belangrijk dit type 
onderzoek is om de gezondheidszorg voor kinderen verder te verbeteren. Ik vroeg 
me ook af hoe kinderen in Nederland worden betrokken bij beslissingen over 
hun deelname aan onderzoek. Wanneer is een kind in staat om zo’n beslissing te 
nemen? Heeft dit alleen betrekking op leeftijd of moeten ook andere ervaringen 
worden meegenomen? Welke ondersteuning hebben kinderen daarbij nodig? 
Al deze vragen hebben geleid tot het onderzoek dat in dit proefschrift wordt 
gepresenteerd. Mijn doel is om kinderen die meedoen aan onderzoek een stem 
te geven. Tegelijkertijd wil ik een bijdrage leveren aan wetenschappelijke kennis 
over de positie van kinderen in onderzoek en mijn vaardigheden als kwalitatief 
onderzoeker ontwikkelen.
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Hoofdstuk 1 Introductie  
Volgens het internationaal verdrag inzake de rechten van het kind (IVRK) hebben 
kinderen het recht om hun mening te geven over alle zaken die hen aangaan. Het 
IVRK stelt ook dat kinderen recht hebben op goede gezondheidszorg en recht 
op bescherming. In de medische onderzoekspraktijk leidt dit tot problemen bij 
het vinden van een balans tussen het mogelijk maken voor kinderen om deel 
te nemen aan onderzoek, om de kennis over de gezondheidszorg te vergroten 
en hen tegelijkertijd te beschermen tegen mogelijke schade die kan ontstaan   
door deelname aan dergelijk onderzoek. Kinderen worden beschouwd als 
een kwetsbare groep, die niet volledig bevoegd is om toestemming te geven 
nadat ze geïnformeerd zijn. Dit wordt ook wel geïnformeerde toestemming 
genoemd. Daarom zijn kinderen afhankelijk van hun ouders of wettelijke 
vertegenwoordigers die namens hen beslissingen nemen. Er is een voortdurende 
discussie over hoe en in hoeverre kinderen bij de besluitvorming moeten worden 
betrokken en wat de rol is van ouders en professionals, zoals kinderartsen. Met 
dit proefschrift willen we de deelname van kinderen aan onderzoek verbeteren 
door de volgende vragen te beantwoorden: 
 
- Waarom doen kinderen mee aan medisch onderzoek? (Hoofdstuk 2)
- Hoe waarderen kinderen de relatie met hun arts tijdens hun deelname aan 

medisch onderzoek? (Hoofdstuk 3)
- Hoe ervaren kinderen kwetsbaarheid als zij deelnemen aan onderzoek? 

(Hoofdstuk 4)
- Is het haalbaar om kinderen als medeonderzoekers te betrekken bij de analyse 

van kwalitatief onderzoek? (Hoofdstuk 5)
 
We hebben de ervaringen van kinderen in Nederland en het VK verzameld en 
geëvalueerd. Daarvoor interviewden we 29 kinderen van 9-18 jaar in Nederland 
en analyseerden we interviews die gehouden waren met 32 kinderen en jongeren 
van 10-23 jaar in het VK. De geïnterviewde kinderen waren allemaal gevraagd 
om deel te nemen aan medisch onderzoek. Enkelen van hen besloten niet deel 
te nemen. Ze hadden verschillende soorten ziektes of aandoeningen, of namen 
deel als gezonde vrijwilliger. Ten slotte hielpen Nederlandse kinderen van 10-14 
jaar ons als medeonderzoekers om de Nederlandse interviews te analyseren. 

Hoofdstuk 2. Redenen voor kinderen om deel te nemen aan onderzoek
Om de deelname van kinderen aan onderzoek te verbeteren, zijn we dit 
proefschrift begonnen met te onderzoeken wat de redenen voor deelname van 
kinderen zijn. Hoofdstuk 2 beschrijft onze analyse van interviewgegevens van 
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jongeren in de leeftijd 10-23 jaar over hun ervaringen met deelname aan medisch 
onderzoek in het VK. We ontdekten dat zowel persoonlijk voordeel als het 
helpen van anderen belangrijke redenen waren om deelname te overwegen. Deze 
motivaties waren vaak gecombineerd, maar kwamen soms ook afzonderlijk voor. 
Kinderen hoopten op verbetering van hun ziekte of wilden nieuwe medicijnen 
proberen, maar gaven ook redenen aan die wijzen op een verrijking van hun 
persoonlijke leven. Deze verrijking omvatte bijvoorbeeld het herstellen van 
hun zelfvertrouwen en een gevoel van controle hebben na de diagnose van een 
ziekte. Deelname aan onderzoek zorgde er soms ook voor dat kinderen zich op 
een positieve manier speciaal voelden. Sommige van deze voordelen merkten 
kinderen pas op na hun deelname. Het ontvangen van een beloning was niet een 
belangrijke reden voor kinderen om mee te doen. Wel vonden ze het belangrijk 
dat hun bijdrage werd gewaardeerd. De kinderen gaven aan andere kinderen te 
willen helpen om hun behandelingsopties te verbeteren en om hun ziekte beter 
te begrijpen. Ze erkenden dat andere kinderen in het verleden eenzelfde bijdrage 
hebben geleverd aan hun gezondheid en ze wilden op hun beurt iets teruggeven 
aan toekomstige generaties. We hebben de term ‘intergenerationele solidariteit’ 
geïntroduceerd om dit te beschrijven. Sommige kinderen hadden het gevoel dat 
ze de samenleving iets verschuldigd waren of wilden iets teruggeven aan hun 
artsen. We hebben de motivaties van kinderen om anderen te helpen samengevat 
met het concept ‘netwerk van uitwisseling’ [network of exchange].

Hoofdstuk 3. De kind-artsrelatie in onderzoek
Een van de bevindingen die we in het vorige hoofdstuk beschreven was dat 
sommige kinderen hun behandelend arts iets wilden teruggeven door deel te 
nemen aan onderzoek. Hoewel dit prijzenswaardig is, kan het ook gevaarlijk 
zijn wanneer het gepaard gaat met een gevoel van onvrijwillige toestemming. 
Daarom hebben we de relatie tussen kinderen en hun artsen verder onderzocht 
en beschreven in Hoofdstuk 3. We hebben de Engelse interviewdata opnieuw 
geanalyseerd en de dataset vergroot met de nieuw verkregen interviewdata uit 
Nederland, waarbij we ons richten op kinderen van 9-18 jaar. Uit deze analyse 
bleek dat vertrouwen tussen kinderen en hun artsen belangrijk was. Dit hield 
verband met de mate waarin kinderen hadden ervaren dat artsen hun situatie 
begrepen, medisch bekwaam waren, steun en zorg betuigden en prioriteit gaven 
aan hun individuele veiligheid. Een vertrouwensrelatie was niet een voorwaarde 
voor deelname, maar kinderen zeiden wel dat ze zich minder overrompeld 
voelden als ze werden gevraagd voor deelname door iemand die ze kennen. Dit 
gold voor zowel hun eigen arts als andere mensen van het onderzoeksteam die 
ze eerder hadden ontmoet. Kinderen gaven aan het makkelijker te vinden om 
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vragen te stellen en zo een vrijwillige keuze te maken als zij al een band met de 
onderzoeker hadden. Gezonde proefpersonen gaven net als patiënten aan dat 
het kennen van de arts of onderzoeker belangrijk was om zich op hun gemak 
te voelen. Omdat dit voor hen niet het geval was toen zij werden gevraagd voor 
deelname, waren zij voorzichtiger bij het overwegen van deelname en hadden ze 
meer steun van hun ouders nodig. Geen van de geïnterviewde kinderen, zowel 
de patiënten als de gezonde proefpersonen, had zich verplicht gevoeld om mee te 
doen. Opvallend is dat de relatie tussen kind en arts soms leidde tot een gevoel 
van wederkerigheid. Kinderen wilden laten zien dat zij niet alleen patiënt waren, 
maar ook een persoon die iets terug doet voor een ander. Hierdoor verbeterde 
hun zelfvertrouwen en stelden zij zich meer open voor toekomstige deelname 
aan onderzoek. 

Hoofdstuk 4. Kwetsbaarheid en empowerment van kinderen in onderzoek
In richtlijnen voor medisch onderzoek worden kinderen vaak als kwetsbaar 
bestempeld. Dit kan leiden tot overmatige bescherming van sommige kinderen 
en onnodige uitsluiting van deze kinderen van medisch onderzoek, terwijl 
anderen onvoldoende beschermd worden. In het vorige hoofdstuk hebben we 
beschreven dat de kind-artsrelatie in onderzoek voor kinderen belangrijk was 
bij het overwegen van deelname. In Hoofdstuk 4 zetten we uiteen wat kinderen 
zelf nog meer belangrijk vonden bij hun deelname aan medisch onderzoek. 
Hiervoor gebruikten we dezelfde dataset als in Hoofdstuk 3. We ontdekten dat 
kinderen bepaalde wettelijke vereisten als vanzelfsprekend aannamen, zoals 
gedeelde verantwoordelijkheid tussen hen en hun ouders in de procedure voor 
geïnformeerde toestemming. Kinderen concentreerden zich meer op hoe hun 
deelname aan onderzoek verbeterd kon worden en ze spraken een sterke wens uit 
om anderen te helpen door deel te nemen aan onderzoek. Zowel persoonlijke als 
contextuele factoren speelden een rol bij de overweging van kinderen om deel te 
nemen. Contextuele factoren hadden betrekking op ondersteuning van anderen 
of het onderzoek zelf. Voorbeelden hiervan zijn de belasting als gevolg van een 
onderzoeks-interventie of de timing van procedures. Persoonlijke factoren, 
zoals ziekte of eerdere onderzoekservaringen, positief of negatief, konden ook 
een beslissing tot deelname aan onderzoek vergemakkelijken. In het geval van 
negatieve of geen eerdere ervaringen waren kinderen meer afhankelijk van steun 
van anderen en hadden ze meer informatie nodig om een beslissing te kunnen 
nemen. Toegespitste informatie en ondersteuning van ouders, leeftijdsgenoten 
en professionals zorgden ervoor dat kinderen zich op hun gemak voelden en zich 
serieus genomen voelden tijdens deelname aan onderzoek. Alle bovengenoemde 
factoren droegen bij aan de kennis, het vermogen en het vertrouwen van kinderen 
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bij het nemen van beslissingen over hun deelname aan onderzoek. Dit wordt ook 
wel empowerment genoemd. Om alle adviezen van kinderen die we beschreven 
in dit hoofdstuk in kaart te brengen, gebruikten we het theoretische model van 
‘lagen van kwetsbaarheid’. Dit model van kwetsbaarheid biedt ruimte voor 
situationele en individuele verschillen tussen kinderen, in plaats van alle kinderen 
als groep als kwetsbaar te bestempelen. We hebben aanbevelingen gedaan 
om de kwetsbaarheid van kinderen te minimaliseren en hun empowerment 
te maximaliseren. De verkregen inzichten kunnen onderzoekers en ethische 
onderzoekscommissies begeleiden bij het bieden van bescherming op maat en 
tegelijkertijd deelname van kinderen aan onderzoek te stimuleren.

Hoofdstuk 5. Kinderen als medeonderzoekers
Kinderen hebben andere levenservaringen dan volwassenen. Daardoor kunnen 
zij de ervaringen van hun leeftijdsgenoten anders interpreteren of andere aspecten 
benadrukken. We vroegen kinderen om onze medeonderzoekers te worden 
om ons te helpen bij de analyse van de Nederlandse interviews. In Hoofdstuk 
5 rapporteren we over de haalbaarheid van het betrekken van kinderen als 
medeonderzoekers en reflecteren we op het samenwerkingsproces. Dit laatste doen 
we vanuit het perspectief van zowel de jonge medeonderzoekers als de volwassen 
onderzoekers. We hebben een tweefase-methode ontwikkeld om kinderen te 
betrekken bij onze interviewanalyse. Fase één bestaat uit het identificeren van 
thema’s tijdens één-op-één bijeenkomsten bij kinderen thuis. In de tweede fase 
worden deze thema’s verder geëxploreerd tijdens groepsbijeenkomsten, die 
plaatsvonden op een basisschool. De interviewgegevens zijn door middel van 
video’s aan de medeonderzoekers gepresenteerd. Al onze medeonderzoekers 
identificeerden thema’s die volgens hen belangrijk waren. De tijd die kinderen 
nodig hadden om hun taak te voltooien varieerde. Sommige medeonderzoekers 
hadden meer structuur nodig om zich op hun taak te concentreren dan anderen. 
Kinderen beoordeelden de tijdsinvestering zelf als toereikend en ze waardeerden 
het werken als medeonderzoekers. Ze hadden plezier, ze vonden het interessant, 
ze deden nieuwe kennis op en ze leerden nieuwe vaardigheden. Bijzonder was 
dat de medeonderzoekers zich inleefden in de jongeren die hun ervaringen 
deelden in de video die ze hadden geanalyseerd. Het zette de medeonderzoekers 
aan het denken over gezondheid en ziekte in hun eigen leven. Ze waren ook 
geïnteresseerd in het grotere plaatje van de oorspronkelijke interviewstudie en 
in de carrières van de volwassen onderzoekers. Voor volwassenen was het proces 
tijdrovend maar dit werd als acceptabel beschouwd gezien het belang voor het 
onderzoek, de positieve impact op de betrokken medeonderzoekers en omdat 
het resulteerde in een meer kritische beoordeling van hun eigen werk. Waar de 
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volwassen onderzoekers de neiging hadden om de bevindingen te generaliseren, 
bleven de medeonderzoekers meer bij de oorspronkelijke gegevens. Daarom 
brachten de medeonderzoekers de volwassenen terug naar de basis die belangrijk 
was voor kinderen. We concludeerden dat onze tweefase-methode om kinderen 
bij onderzoek te betrekken haalbaar was. We raadden aan om videogegevens 
te gebruiken in plaats van transcripten om gegevens aan de medeonderzoekers 
te presenteren. Dit maakt het makkelijker voor kinderen om de gegevens te 
begrijpen en zich in te leven in de geïnterviewden. Ten slotte wordt ook de 
tijdsinvestering hiermee beperkt 

Hoofdstuk 6. Discussie en conclusie
Met dit proefschrift wilden we bijdragen aan de deelname van kinderen aan 
medisch onderzoek door hun ervaringen te exploreren. Op basis van de wensen 
en behoeften van kinderen zouden de verantwoordelijkheden van professionals 
verder moeten reiken dan de wettelijke vereisten, zoals een enkel moment van 
geïnformeerde toestemming en een strikte scheiding tussen onderzoek en zorg. 
De praktijk is veel complexer. Deze complexiteit vereist een gepersonaliseerde 
aanpak waarin rekening gehouden wordt met de ziekten en onderzoekservaringen 
van kinderen, informatiebehoeften en de relatie met het onderzoeksteam, ouders 
en leeftijdsgenoten. We raden aan om de deelname van kinderen aan onderzoek 
te beschouwen als een doorlopend proces waarin de relaties met voor hen bekende 
mensen belangrijk zijn. Deze aanpak zal resulteren in een beter evenwicht tussen 
het bieden van bescherming aan de ene kant en het bevorderen van deelname 
van kinderen aan onderzoek aan de andere kant. Toegespitste ondersteuning 
zal de kennis en kunde en het vertrouwen van kinderen vergroten. Het zal hen 
beter in staat stellen om beslissingen te nemen over het al dan niet deelnemen 
aan onderzoek. Ook zullen zij beter keuzes kunnen maken tijdens deelname aan 
onderzoek en zullen zij beter in staat zijn om deelname aan toekomstig onderzoek 
te overwegen. We hebben het ‘netwerk van uitwisseling’ geïntroduceerd om de 
gerapporteerde behoeften en wensen van kinderen en hun interactie met hun 
artsen, onderzoeksteam, ouders en leeftijdsgenoten te beschrijven. Aandacht 
voor dit ‘netwerk van uitwisseling’ zal de positie van kinderen in onderzoek 
verbeteren, nu en in de toekomst.
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Persoonlijke reflectie: waarom kinderen gehoord moeten 
worden!

In maart 2019 heb ik samen met één van mijn 11-jarige medeonderzoekers 
Hetteke en collega Laura een workshop gevolgd over jongerenparticipatie in 
onderzoek. Dit was een workshop voor onderzoekers die samen met jongeren 
onderzoek willen doen en voor jongeren die hun stem willen laten horen als 
medeonderzoekers. Hetteke was met haar 11 jaar veruit de jongste. De door 
volwassenen ontwikkelde workshop bestond uit twee delen. Eerst waren Laura 
en ik gescheiden van de jongeren. We kregen een lezing over jongerenparticipatie 
en Hetteke en de anderen bespraken wat zij beschouwde als een goede volwassen 
onderzoeker. Daarna wisselden we ervaringen uit en volgde er een interactief 
gedeelte. Volwassenen en jongeren werkten in verschillende sessies samen, ze 
verkenden strategieën om het beste samen te werken en inspireerden elkaar. 
Hetteke en ik creëerden ons eigen kunstwerkje ‘De Stroming’, dat symbool staat 
voor onze onderzoekssamenwerking. Na afloop van de workshop deelden we onze 
ervaringen in een nieuwsblog op de website van Stichting Kind en Ziekenhuis. 
Vanuit haar eigen perspectief legde Hetteke uit wat ze had geleerd en hoe ze 
dacht dat de workshop kon worden verbeterd. Ze had een heel duidelijk advies 
voor de organisatie:

“Ik vind het jammer dat ze alleen maar vertelden over hoe een onderzoeker 
met een kind moet omgaan maar niet over hoe een kind met een onderzoeker 
moet omgaan… Ik begrijp ook wel dat deze cursus vooral naar onderzoekers is 
gericht maar als je toch al vertelt hoe een onderzoeker met een kind om moet 
gaan waarom dan niet ook andersom.” (Hetteke, 11 jaar)

Op dat moment had ik niet verwacht dat ik een jaar later, terwijl ik het opnieuw 
zou lezen, zou beseffen dat ze op enkele van mijn belangrijkste aanbevelingen 
in dit proefschrift wees. Hetteke en alle andere kinderen met wie ik het 
genoegen had om samen te werken, leerden me dat kinderen en volwassenen 
gelijkwaardige partners moeten zijn om het beste resultaat te bereiken. Daarom 
moet een onderzoeker niet alleen met kinderen kunnen omgaan, maar kinderen 
ook met onderzoekers leren omgaan. Het is belangrijk om te beseffen dat we 
allemaal onze eigen wensen en behoeften hebben en dat we allemaal onze 
eigen kwaliteiten hebben die elkaar aanvullen. Een van onze conclusies van het 
project met kinderen als medeonderzoekers is dat kinderen kunnen helpen om 
ons terug te brengen naar de praktijk. Terwijl kinderen vasthielden aan meer 
concrete voorbeelden die door de geïnterviewden werden gegeven, zochten wij 
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als volwassen onderzoekers naar abstractie van concepten. Het abstracte denken 
is een vaardigheid die wordt ontwikkeld naar volwassenheid. We hebben dit 
nodig hebben om onze academische collega’s van over de hele wereld te bereiken, 
maar een meer concrete manier van denken is nodig om de kinderen in onze 
samenleving te bereiken. Kinderen kunnen ons helpen om kennis terug te 
brengen naar degenen voor wie het in de eerste plaats bedoeld was. Als we geen 
omgeving creëren waarin alle betrokkenen zich aangemoedigd en ondersteund 
voelen om hun standpunt te delen, dan zal zowel de weg naar het einde als het 
resultaat zelf minder succesvol zijn. Het kunstwerk De Stroming symboliseert 
deze weg: het kost tijd, vergt moed en wat chaos, maar als het vertrouwen er is, 
kan de samenwerking iets geweldigs op leveren, zoals een proefschrift!
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Samenvatting voor kinderen

Medisch onderzoek met kinderen: voor, door én met kinderen

Leuk dat je deze samenvatting leest! Hier vertel ik in 6 stappen waar mijn 
onderzoek over gaat.

Dit onderzoek heb ik natuurlijk niet alleen gedaan. Veel andere onderzoekers en 
kinderen hebben mij geholpen. Misschien was jij een van de kinderen die ik mocht 
interviewen voor dit onderzoek of heb je mij geholpen als medeonderzoeker. Hier 
kan je lezen wat andere onderzoekers dankzij jullie van dit onderzoek kunnen 
leren!

In stap 1 staat achtergrondinformatie en in stap 2 wat ik te weten wilden komen 
in dit onderzoek. Stap 3 gaat over hoe ik dat te weten kwam en stap 4 gaat over 
de resultaten. In stap 5 leg ik uit wat andere onderzoekers hiervan kunnen leren 
en in stap 6 vertel ik wat er in de toekomst anders zou moeten. Aan het eind van 
de samenvatting vind je de 9 C’s. Dit zijn tips voor onderzoekers om samen met 
kinderen onderzoek te doen.

1. Waar gaat dit onderzoek over?
Dit onderzoek gaat over medisch-wetenschappelijk onderzoek. Dat wordt ook 
wel medisch onderzoek genoemd. Voor veel ziektes bij kinderen is nog geen 
goede behandeling. Daarom is het belangrijk om onderzoek te doen, bijvoorbeeld 
naar nieuwe medicijnen. Maar hoe moeten we dat precies doen? Waarom willen 
kinderen meedoen aan onderzoek, of waarom juist niet? En zouden kinderen 
zelf ook onderzoeker kunnen zijn?

2. Waarom heb ik dit onderzoek gedaan?
Er wordt nog te weinig naar kinderen geluisterd. Ik wilde te weten komen wat 
zij er zelf van vinden om mee te doen aan medisch onderzoek. Met hulp van 
kinderen kunnen we in de toekomst beter onderzoek doen. Ik wilde ook weten 
of kinderen zelf onderzoeker kunnen en willen zijn.

3. Hoe heb ik antwoord gezocht op de vragen?
Om antwoord te krijgen op mijn vragen heb ik kinderen geïnterviewd. Die 
vertelden me over hoe het is om ziek te zijn en om mee te doen aan onderzoek. 
Sommige kinderen hadden zelf geen ziekte maar deden mee aan onderzoek als 
gezonde deelnemer. Alle kinderen gaven tips over hoe onderzoek beter kan. 

MalouLuchtenberg_BNW.indd   176MalouLuchtenberg_BNW.indd   176 17-11-2020   11:32:4717-11-2020   11:32:47



177

Samenvatting voor kinderen

Samen met andere kinderen heb ik de tips uitgewerkt en presenteer ik die in dit 
boek aan dokters en onderzoekers.

4. Wat zijn de resultaten?

Medisch onderzoek vóór kinderen in de toekomst
Veel kinderen vertelden dat ze meedoen aan onderzoek om andere kinderen die 
in de toekomst ziek worden te helpen. Sommigen wilden meer te weten komen 
over hun eigen ziekte. Er waren ook kinderen die graag iets terug wilden doen 
voor hun dokter die ook een van de onderzoekers was.

Medisch onderzoek dóór kinderen die zelf meedoen aan onderzoek
Kinderen vertelden dat zij graag precies wilden weten wat er zou gebeuren als zij 
meedoen aan onderzoek. Sommige kinderen vonden het bijvoorbeeld vervelend 
om vaker dan nodig bloed te moeten prikken. Dan wilden ze liever niet meedoen. 
Andere kinderen hadden dat voor hun eigen ziekte al zo vaak moeten doen dat ze 
het helemaal niet zo erg vonden. Kinderen wilden ook graag mee beslissen over 
hun deelname. Hulp van hun ouders en dokters vonden ze daarbij belangrijk. 
De gezonde kinderen vertelden dat zij nog nooit eerder in een ziekenhuis waren 
geweest en daar niemand kenden. Dat maakte het soms lastiger om te kunnen 
beslissen om wel of niet mee te doen aan onderzoek omdat ze niet zo goed wisten 
wat hen te wachten stond.

Medisch onderzoek mét kinderen als medeonderzoekers
Kinderen hebben voor dit boek ook meegeholpen als onderzoeker. Kinderen 
kijken met andere ogen naar de verhalen van andere kinderen dan volwassenen. 
Mijn medeonderzoekers wezen mij op de details en kleine verschillen die voor 
kinderen belangrijk kunnen zijn. De medeonderzoekers vertelden dat zij het 
leuk en interessant vonden om te helpen met het onderzoek. En ze vonden het 
fijn dat ze hiermee hielpen om de zorg voor zieke kinderen in de toekomst beter 
te maken.

5. Wat kunnen onderzoekers en dokters hiervan leren?
Er zijn veel regels om onderzoekers te helpen goed onderzoek te doen. Maar 
uiteindelijk is elk kind anders. Kinderen leerden mij dat onderzoekers beter 
moeten luisteren naar kinderen. Sommige kinderen willen en kunnen meer 
meebeslissen over onderzoek dan andere kinderen. Dat heeft niet alleen met 
leeftijd te maken, maar ook met wat kinderen al hebben meegemaakt in het 
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ziekenhuis. Bij alle kinderen is het belangrijk dat zij met mensen over onderzoek 
kunnen praten die zij vertrouwen, zoals hun ouders of eigen dokter.

6. Wat moet in de toekomst anders?
Ik hoop dat nog veel meer onderzoekers samen met kinderen onderzoek gaan 
doen. Dan gaat onderzoek echt over wat kinderen zelf belangrijk vinden. En 
dan wordt het aangepast op wat kinderen nodig hebben. Niet alleen kinderen 
die een ziekte hebben maar ook gezonde kinderen moeten vaker de kans krijgen 
om mee te doen aan onderzoek. Het zou goed zijn als er bijvoorbeeld op school 
of op tv of YouTube meer verteld wordt over wat medisch onderzoek is en hoe 
je daarbij kan helpen.

Hieronder staan de tips voor onderzoekers om samen met kinderen onderzoek 
te doen. Deze noemen we de 9 C’s. De 9 C’s zijn negen woorden die in het Engels 
allemaal met een ‘C’ beginnen. Onder het plaatje staat een uitleg.

De 9 C’s: tips om samen met kinderen onderzoek te doen
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Courage (moed): Durf echt naar kinderen te luisteren!

Clock (klok): Neem de tijd om elkaar te leren kennen. Dan kan je beter 
samenwerken.

Cost (kosten): Zorg dat er genoeg geld is voor het onderzoek zodat kinderen zelf 
niets hoeven te betalen en ze bijvoorbeeld hun reiskosten terugkrijgen.

Collaboration (samenwerking): We doen het samen! Kinderen en volwassenen 
kunnen veel van elkaar leren.

Creativity (creativiteit): Gebruik je fantasie! Met pen en papier of een spel kom 
je samen soms meer te weten dan achter een computer.

Chaos (chaos): samenwerken is net als in een doolhof. Je weet niet direct welke 
kant je op moet dus ga samen op zoek naar de oplossing.

Cookies (koekjes): Koekjes zijn belangrijk en soms ook iets gezonds.

Compensation (vergoeding): bedank kinderen voor hun hulp! Denk aan een 
cadeaubon of stage-uren voor school.

Celebration (viering): Onderzoek doen is leuk, maak er een feestje van!

Dit is het einde van de samenvatting. Wil je meer weten over het onderzoek? 
Stuur dan een mail naar Malou via m.l.luchtenberg@umcg.nl.

Op de volgende bladzijde is het onderzoek uitgelegd in een tekening met 
informatie. Dit wordt ook wel een infographic genoemd. Deze is speciaal voor 
jullie ontworpen door Anna Sieben.
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Dit proefschrift was er niet gekomen zonder de hulp van vele anderen. Ik ben 
dankbaar voor de bijzondere ontmoetingen en samenwerkingen die ik heb gehad 
in de afgelopen jaren. Deze waren niet alleen van onschatbare waarde voor het 
onderzoek, maar zijn ook voor mij persoonlijk betekenisvol geweest.

Allereerst wil ik graag mijn promotoren prof. mr. dr. Eduard Verhagen en dr. 
Els Maeckelberghe bedanken. Beste Eduard en Els, gekscherend noemde ik jullie 
wel eens mijn ‘PhD-familie’, maar daar zat natuurlijk een kern van waarheid in. 
Jullie hebben mij geïntroduceerd in jullie netwerk, me aangemoedigd om mezelf 
te ontwikkelen en mij het vertrouwen en de vrijheid gegeven om zelf te ervaren 
en ontdekken hoe mooi de wereld van onderzoek is.

Beste Eduard, super leuk dat je me meeneemt in jouw enthousiasme voor de 
kindergeneeskunde. Tijdens ons onderzoek legde jij de link met de werkvloer 
en kwam je met praktische oplossingen. Jouw helikopterview hielp mij om het 
groter geheel voor ogen te houden. Als het nodig was, maakte jij ondanks jouw 
drukke agenda altijd even tijd voor een kort bezoek, een telefoontje of een appje. 
Naast het harde werken maakten we tijdens congressen ook veel andere leuke 
uitstapjes; naar de fitness in Disney Land, shoppen in Baltimore en fietsen in LA. 
Hopelijk volgen er nog meer!

Beste Els, wat fijn dat ik al zo lang bij je binnen mag lopen. In de afgelopen jaren 
heb je mij met jouw heldere blik vaak aan het denken gezet en dat resulteerde 
altijd in nieuwe inzichten. Af en toe sprak je me ook even streng toe als ik uit 
enthousiasme te veel projecten tegelijk aan het doen was. Maar vooral was je voor 
mij een voorbeeld in het verbinden van mensen. Je hebt me geïnspireerd om over 
grenzen heen te kijken en dat leidde tot veel mooie samenwerkingen. Gelukkig 
houdt onze multidisciplinaire samenwerking nog lang niet op!

Graag wil ik alle kinderen en jongeren bedanken die aan dit onderzoek hebben 
meegewerkt. Sommigen van jullie mocht ik interviewen en anderen werden mijn 
medeonderzoekers. Daarmee gaven jullie me een kijkje in jullie wereld. Naast 
serieuze gesprekken heb ik met sommigen van jullie ook gelachen en dat maakte 
het een bijzondere en leuke ervaring! Ik ben heel erg dankbaar en trots op het 
resultaat dat we samen hebben bereikt. Ik hoop dat ik met dit onderzoek een klein 
beetje heb bijgedragen aan de waardering die jullie verdienen.
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Hetteke, jou wil ik graag in het bijzonder bedanken. Ik weet nog goed dat je mij 
belde om te vragen of je nog mee mocht doen aan het onderzoek en hoopte dat 
je niet te laat was. Je klonk nóg enthousiaster over het onderzoek dan ik zelf, 
super leuk! Zo werd je een van mijn eerste medeonderzoekers. We bleken een 
goed team te zijn en hebben met onze presentaties al heel wat mensen aan het 
denken gezet.

Ook wil ik graag de leden van de KinderAdviesRaad (KAR) van het UMCG 
bedanken. Leuk dat jullie mee wilden denken over de tips voor onderzoekers. 
Ria, super leuk dat ik sinds kort jouw rechterhand mag zijn in de begeleiding 
van de KAR.

Thanks to iCAN director Amy, the board, and youth members for the opportunity 
to learn from you and to share experiences. I am looking forward to our future 
collaboration!

Prof. dr. Louise Locock, dear Louise, it was through your connection with Els that 
I had the pleasure to start collaborating with you. Your background in sociology 
and experience in qualitative research have been of great value in the realization 
of this thesis. I am grateful that you welcomed me at the Health Services Research 
Unit in Aberdeen to continue our work and I enjoyed our visit to Stonehaven and 
the beautiful sceneries in the region of Aberdeen. Thank you!

Dr. Florencia Luna, dear Florencia, I’m glad we met at the conference diner table 
in Oxford. This was the start of an interesting collaboration. It meant a lot to 
me that you were willing to visit us in Groningen, and it was a pleasure meeting 
you again in Geneva and Bangalore. Hopefully, one day we will meet again in 
your home country!

Graag wil ik de leden van mijn beoordelingscommissie bedanken: prof. dr. Carlo 
Leget, prof. dr. Francjan van Spronsen, and prof. dr. John Lantos. Dear Carlo, 
Francjan, and John, thank you for taking the time to critically review my PhD 
thesis.

Ook alle leden van mijn klankbordgroep wil ik graag bedanken; prof. dr. Tom 
Koole, prof. dr. Martine de Vries, dr. Peter Dijk, dr. Marijke Kars, dr. Lineke 
Verkooijen, Hester Rippen en Mirjam van Gent. Fijn dat jullie de afgelopen jaren 
wilden meedenken over de opzet en uitvoering van ons onderzoek. Tom, wat leuk 
om met je samen te werken voor de scripties van Iris en Jeffry. Ik hoop dat we de 
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conversatieanalyses in de toekomst vaker gaan inzetten om de medische wereld 
en de taalwereld te verbinden en zo tot meer inzichten te komen.

Dank aan alle artsen, onderzoekers, verpleegkundigen en patiëntenverenigingen 
die geholpen hebben bij de werving van de proefpersonen voor de interviews.

Beste collega’s van de ethiekgroep, jullie wil ik bedanken voor de interessante 
discussies over uiteenlopende onderwerpen. Marije en Wim, de laatste jaren 
vormden wij de harde kern van onze ‘Kelder’. Dank voor de gezelligheid en het 
aanvullen van mijn algemene kennis ;) Fijn dat er ook ruimte was om even te 
sparren of gewoon wat stoom af te blazen. De Sally’s in het laatste jaar samen met 
de docprofs waren ook een welkome afwisseling tijdens het schrijfproces. Marije, 
doordat we tegelijkertijd ons promotietraject doorliepen kon ik veel met jou delen 
en van je leren. Wim, fijn dat jij mijn Kelder-koffiemaatje was! Reinder, dank voor 
onze verhelderende brainstormmomenten en de gezellige congresbezoeken. Lisa, 
als arts en filosoof ben jij voor mij altijd een bron van inspiratie.

Thanks to my colleagues from the Health Services Research Unit during my stay 
in Aberdeen. Dan, you introduced me at the HSRU and became a good friend. 
Hope to see you soon, buddy! Beatriz, it was almost strange how well we got along 
while knowing so little of each other. How about organizing that PPI symposium 
together in 2021?!

Dank aan alle studenten die ik mocht (mede)begeleiden voor een JSM pilot project 
of stage wetenschap. Niet alle projecten zijn direct in dit proefschrift terug te 
vinden, maar ze hebben wel degelijk invloed gehad. Koen en Coen; jullie brachten 
mij niet alleen een frisse blik op mijn onderzoek, maar lieten mij ook ervaren 
hoe leuk ik het geven van onderwijs en begeleiding vind. Toke en Laura, jullie 
deden je stage wetenschap allebei over een deelonderwerp binnen ons project 
‘Kinderen en jongeren als medeonderzoekers’. Het was fijn om samen te kunnen 
pionieren! Laura, super leuk dat jij ons onderzoek verder wil gaan brengen door 
middel van een MD/PhD-traject. Over een paar jaar sta jij op mijn plek en zit 
ik hopelijk als een van de trotse begeleiders aan de andere kant. Ik kijk uit naar 
onze verdere samenwerking!

Beste Daphne, Eline, Louise en Isabelle, dank jullie wel voor de mooie 
samenwerking voor ons onderzoek en jullie profielwerkstuk (PWS). Leuk om 
te ontdekken hoe we allemaal op een eigen manier naar data en het doen van 
onderzoek kijken. Het (online) congres was een mooie afsluiting. Beste Roeland, 
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het was voor mij een bijzonder leuke ervaring om samen het PWS te begeleiden, 
nog extra om jij mijn vroegere mentor op het Dr. Nassau College was. Wie weet 
komt er nog een vervolgproject, ik hoop het!

Lilian en Maaike, dank voor het schrijven van de mooie gedichten die we samen 
presenteerden tijdens de Science Slam “Research meets Poetry”. Hetteke en Eva, 
tof dat jullie ons team kwamen versterken als jonge onderzoeker en dichter 
tijdens het schrijven en presenteren van het gedicht over ons project ‘Kinderen 
als medeonderzoekers’.

Anna (Sieben Medical Art), dank je wel voor de mooie infographic. Rianne, Irene, 
Daphne, Britt, Jannes en Hetteke, het was voor mij heel waardevol en gezellig 
om samen met jullie te brainstormen over het ontwerp. Het resultaat maakt dit 
proefschrift denk ik niet alleen op een leuke manier begrijpelijker voor kinderen, 
maar ook voor volwassenen.

Dear Steffi, beste Steffi, dank je wel voor de foto die je maakte voor in dit 
proefschrift. Nadat we elkaar pas een jaar geleden ontmoetten ben je in korte 
tijd een goede vriendin geworden. Ik geniet van onze spontaan geplande 
ontmoetingen en online koffiemomenten. Je oprechte interesse in mijn onderzoek 
is voor mij heel bijzonder.

Titia, als taaleditor ben jij een van mijn trouwste lezers geweest. Ondanks dat we 
elkaar nog niet in real life hebben ontmoet, voelde het vertrouwd. Ik genoot van 
het sparren om samen de laatste details uit te werken. Dank voor je kritische blik 
die dit proefschrift tot een mooier geheel heeft gemaakt.

Yvon, jij stond elke keer paraat wanneer mijn declaraties weer eens niet goed 
verwerkt konden worden. Eigenlijk noem ik je vooral omdat je altijd betrokken 
en geïnteresseerd was in hoe het met mij persoonlijk ging. Dat maakte die 
administratieve rompslomp een stuk minder erg als ik weer even bij je binnen 
mocht lopen.

Astrid, ondanks de volle agenda’s wist jij altijd een moment in te plannen om 
iedereen bij elkaar te brengen. Ook was je er voor een praatje tussendoor en leefde 
je mee met alle vorderingen van mijn promotieonderzoek. Dank je wel!

MalouLuchtenberg_BNW.indd   185MalouLuchtenberg_BNW.indd   185 17-11-2020   11:32:5517-11-2020   11:32:55



186

Appendix

Marinka, Erica en collega’s van transcriberen.nl, dank voor jullie hulp bij 
het transcriberen van de interviews. Fijn dat jullie benaderbaar en betrokken 
waren.

Margriet en Perrie van de afdeling communicatie van het UMCG. Margriet, 
dank voor het mooie interview voor KennisInZicht, je betrokkenheid en de 
gezelligheid. Perrie, dank voor je hulp bij de tekst en film voor het project samen 
met de jongeren. Wat fijn dat je bereid was om die extra stap te zetten toen ik 
zoekende was naar hulp bij communicatie van wetenschap (helaas nog) buiten 
de gangbare paden. Hopelijk kunnen we daar in de toekomst verandering in 
brengen.

De bestuursleden van KNMG Groningen-Drenthe wil ik graag bedanken voor 
de fijne samenwerking, mooie themabijeenkomsten en de gezellige tijd. Speciaal 
dank aan mijn collega’s van het secretariaat. Bram en Ties, wanneer plannen we 
een reünie in de Bres: no more no less?

Lieve vrienden en vriendinnen. Door al die drukke (dokters)carrières en het 
verspreid wonen door het land zien we elkaar helaas niet zo vaak. Als we elkaar 
dan zien, is het als vanouds gezellig. Ik vind het leuk dat we daarnaast ons 
enthousiasme en ambities kunnen delen.

Aan al mijn huisgenoten van de afgelopen jaren; fijn dat jullie me wilden aanhoren 
als ik weer eens overenthousiast thuiskwam. Dank ook voor de gezelligheid 
en voor het thuisgevoel dat we samen creëerden. In het bijzonder wil ik Anne 
noemen. Annie, wij wonen al een aantal jaar samen in Huize Kastanje! We delen 
de nieuwsgierigheid naar en het enthousiasme over taal en het samenwerken met 
jongeren, weliswaar allebei op ons eigen vakgebied. Leuk om met je te sparren en 
wat fijn dat je wilde meelezen met de Nederlandse samenvatting.

Dank aan al mijn sportmaatjes van Deltaserat! Dankzij jullie kon ik na een lange 
dag mijn energie kwijt tijdens het kickboksen of MMA’en. Veel van jullie werden 
ook goede vrienden en met sommigen deel ik ook nog de passie voor onderzoek. 
Nabil, thanks for being the best and funniest trainer I could imagine. I can’t 
think of anyone who could make me train and laugh this hard, both at the same 
time!

Nadat Anne me vorig jaar een keer meenam naar jouw yogales, Wieteke, ben ik 
niet meer weggegaan. Drie redheads bij elkaar is natuurlijk garantie voor veel 
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Dankwoord

lol, maar de lessen gaven me ook veel ontspanning. Het was fijn om na de lange 
schrijfdagen even niet meer in mijn hoofd bezig te zijn, maar dat ik in plaats 
daarvan op m’n kop mocht gaan staan. Dank je wel!

Lieve Sophie, ik ben erg blij dat we ruim vijf jaar van onze studententijd 
samen hebben gewoond, eerst in Groningen en daarna een jaar in Deventer. 
Ik denk nog graag terug aan de gezelligheid tijdens onze logeerpartijtjes, de 
vele koffiemomenten, onze gesprekken over soms ook minder leuke dingen, 
het eindeloos samen reflecteren voor coachverslagen en nog veel meer. Soms 
was alleen je aanwezigheid genoeg in tijden van iets meer stress. Fijn dat je ook 
vandaag als paranimf naast mij staat voor morele steun!

Lieve familie, jullie zijn voor mij heel belangrijk. De klaverjastoernooien die 
in nagedachtenis van opa en oma regelmatig plaatsvonden hielpen bij de 
ontspanning die ik in drukke tijden goed kon gebruiken. Altijd met veel gelach, al 
won het plezier voor sommigen niet van het fanatisme. Tenslotte valt de appel niet 
ver van de (La)bohm, dus konden we elkaar daarin goed vinden. Die eigenschap 
heeft mij ook in het onderzoek veel gebracht!

Lieve Lisa, Lies, ondanks dat de onderzoekswereld ver van jou af staat, was 
dit proefschrift zonder jouw bijdrage niet compleet. Je las mee met mijn 
Engelse samenvatting en samen waren we er vrij snel over uit wat mijn laatste 
stelling moest zijn. Met jou deel ik een sterk gevoel voor rechtvaardigheid 
en verantwoordelijkheid. Die eigenschappen kwamen goed van pas tijdens 
ons teamwork bij de kindervakantieweken van Humanitas. Ook waren deze 
belangrijk bij de totstandkoming en uitvoering van mijn onderzoek. Onze 
film- en puzzelmomenten waren een fijne afleiding tijdens de laatste loodjes. 
Hakuna…

Lieve Anne, Pity! Er zijn geen woorden om te beschrijven wat jij voor mij betekent. 
Ik had het me dan ook niet anders kunnen voorstellen dan dat jij vandaag 
aan mijn zijde staat als paranimf. Nog een voordeel: als je het van me moet 
overnemen, dan heeft waarschijnlijk de helft van het publiek het niet eens door. 
Dank je wel dat je er altijd voor me bent om met me mee te denken, enthousiasme 
te delen en vooral ook om samen op avontuur te gaan; van muizeneiland tot Zuid-
Afrika, maar soms ook gewoon thuis op de bank. Met jou beleef ik de leukste, 
gekste en – laten we eerlijk zijn – meest naïeve avonturen! Super tof dat je het 
ontwerp hebt gemaakt voor de cover van mijn proefschrift.
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Lieve pap en mam, ik ben dankbaar voor de stabiele basis die jullie me gegeven 
hebben. Dankzij jullie onvoorwaardelijke steun voelde ik de vrijheid om mijn 
eigen keuzes te maken. Het is leuk om te zien dat hoe meer ik mezelf ontwikkel, 
hoe meer ik van jullie in mezelf terugzie. Lieve mam, de oprechte interesse in 
mensen en het kunnen aanvoelen van situaties heb ik van jou gekregen. We zetten 
dat samen regelmatig in en dat leidt soms tot hilarische momenten. Van jou heb 
ik geleerd om heel veel aan anderen te geven. Dank je wel voor alles wat jij mij 
geeft! Lieve pap, mijn kritische blik en streven naar perfectie heb ik van jou. Die 
eigenschappen zijn soms een valkuil, maar zijn ook essentieel om te kunnen staan 
waar ik nu sta. Hora finita!

Malou
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sat on several extra-curricular committees including the University Committee 
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Research Institute SHARE 

This thesis is published within the Research Institute SHARE (Science in Healthy 
Ageing and healthcaRE) of the University Medical Center Groningen / University 
of Groningen.

Further information regarding the institute and its research can be obtained 
from our internet site: http://www.share.umcg.nl/ 
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