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Abstract

Objectives: In many countries, guidelines suggest using EQ-5D instruments for calculating
quality-adjusted life years (QALYs) and eliciting adults’ preferences to derive utilities. The
development of the EQ-5D-Y has given rise to discussion of whose preferences to elicit and
whether to (also) elicit preferences of children. Since similar discussions on the involvement
of the public have been ongoing in other areas of healthcare, our aim was to (i) provide an
overview of arguments for public involvement in decisions on health(care) and (ii) explore to
what extent these arguments may hold for involving children in any way in health state
valuation (HSV).

Methods: We review theoretical and empirical arguments for public involvement in health(care)
and in HSV and map these arguments to the potential involvement of children in HSV.
Results: Several arguments for public involvement can be mapped to the involvement of
children in HSV. Examples are involvement being ‘a good in itself’, it being ‘in line with the
principles of democracy’, and ‘consumers having the right to have their voice heard’, which
are seen as relevant both for public involvement and relevant for involving children in HSV.
Empirical arguments furthermore suggest that adults seem to prefer the involvement of children
in HSV.

Discussion: Our results indicate that there are several, to some degree competing, arguments
that justify the further exploration of involving children in HSV. Additional research is needed
to answer remaining questions about the feasibility of and necessary conditions for children’s
involvement and to provide insight into how to achieve it.
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1. Introduction

Cost-utility analyses (CUAs) are increasingly used to inform reimbursement decisions on
(new) health interventions (1). In CUAs, the incremental costs and health gains of interventions
are compared to relevant comparators like standard care. Health gains are commonly expressed
in terms of quality-adjusted life years (QALYs) that combine gains in life duration and health-
related quality of life (HRQoL) into a single outcome measure. The utility of HRQoL is
typically derived using health state valuation (HSV) tasks in which preferences of adult
members of the public are elicited by, for example, asking them to trade-off different life
durations for improved health. These utilities are anchored such that 0 represents “dead" and 1
“perfect health” (2). Often, the EQ-5D instrument is recommended for the derivation of utilities
for estimating HRQoL gains in patients (3).

Preferences elicited by means of HSV tasks may (albeit indirectly) affect
reimbursement decisions by using them for QALY estimations in CUAs. As such, a key
normative question that has given rise to ongoing discussions is whose preferences should be
elicited, and what their role is in society (4-9). For example, should the preferences be elicited
from a (relatively healthy) sample of the general public, as is commonly recommended, or
should they be elicited from patients who experience(d) living in impaired health states and
will likely utilize the interventions assessed in CUAs?

Discussions about whose preferences should be elicited have become more focal in the
context of HSV for HRQoL gains in younger populations (10). Following the increased use of
CUAs to inform reimbursement decisions on interventions for paediatric patient populations
(11), the EQ-5D was adapted to the EQ-5D-Y to enable the estimation of HRQoL gains in
children aged 8—15 years (12). Similar to the valuation protocol for the most recent version of
the EQ-5D (the EQ-5D-5L) (used for adults) (13), the current EQ-5D-Y-3L protocol suggests

that the utilities of respective health states should be derived from the preferences of adult



members of the public by asking them to complete HSV tasks, while ‘considering their views
about a 10-year-old child’ (often referred to as ‘child perspective’) (12).

The authors of the EQ-5D-Y-3L valuation protocol list three arguments for eliciting
preferences from adults rather than from children. Firstly, they argue that it may be considered
inappropriate to allow a population in the age range of 815 years to decide about matters that
concern population health. Secondly, time trade-oft (TTO) tasks used for anchoring utilities
involve considerations of death and may, therefore, be considered unethical for children (12).
Yet, several countries have already made decisions that allow children to be involved in
decisions that require such considerations, in the extreme case even when it comes to decisions
on actively ending one’s life. In the Netherlands, euthanasia is possible for children from the
age of 12 with permission of their parents or legal guardians (14). Thirdly, the authors of the
valuation protocol posit that it is fair to elicit preferences from adult members of the public as
they are taxpayers and ultimately the ones who fund healthcare (12).

The publication of the EQ-5D-Y-3L valuation protocol was followed by empirical work
that explored the validity and consequences of eliciting adult preferences to obtain utilities for
child HRQoL. Evidence, for example, indicates that adults’ completion of HSV tasks from a
child perspective yields utilities for EQ-5D-Y-3L health states that seemingly differ from
corresponding EQ-5D health states valued by adults for themselves (often referred to as ‘adult
perspective’) (15-18). As discussed by Devlin et al. (19), such perspective-dependent
differences need not be a problem as long as the derived utilities are valid and accurately reflect
the utility of child HRQoL (vis-a-vis adult HRQoL). Yet, if any such differences stem from
considerations and preferences adults may have about aspects of the life of a (10-year-old)
child that are not part of the EQ-5D-Y descriptive system, and hence are not included in HSV
tasks, such perspective-dependent differences could be cause for concern (as their influence on

the derived utilities may not be intended). Such considerations may, for instance, be related to



differences in time preferences or result from differences in other types of choice behaviour
between the adult and child perspectives (18,20-22). Moreover, while completing HSV tasks
for a child, adults have expressed fear of underestimating what it is like for a child to live in
impaired health states, as well as feelings of discomfort stating their preferences without
knowing the preferences of the child themself (23). Adults have also expressed reluctance to
trade off (i.e., give up) life duration for a child (23,24). The decision to exclusively rely on
adult preferences for valuing child HRQoL may also conflict with the wishes of adults, in the
role of taxpayers, themselves. That is, adults valuing health states from a child perspective
question their moral right to state their preferences for a child (23,24), and explicitly state that
they believed that children should, and could in some way, be involved in the valuation process
(23,25).

Recent stakeholder engagement has indicated that they call for the involvement of
adolescents (26,27), and even younger children (in some way appropriate for their age) in HSV
(25). Such involvement would be in line with the broader trend of involving members of the
public and, more specifically, involving children in (policy) decisions that ‘affect their lives’
(28): nothing about us, without us. For example, national and local (health) authorities
increasingly support the participation of children in policy development and implement
schemes that foster their involvement in decision making (29-34). In addition, many countries
have already been established legal frameworks explicating under which circumstances and
from what age children should (also) have a say in decisions on their health (35-37), and it has
even been said that being involved is a human right children are entitled to (38). These
frameworks demonstrate that (western) societies attach value to children’s views about their
health(care) at all ages and from ages of 12 and upwards it is considered important to allow
children to state their preferences (i.e., consent) for treatments that influence their own

health(care). Seeing as completing HSV tasks also involves stating preferences for health states



(albeit hypothetical ones), these frameworks may provide an additional argument for including
children’s views and potentially even eliciting their preferences from age 12 upwards (with
some degree of adult, or parental, involvement). While the hypothetical nature of the tasks
complicates the comparison, not involving children in HSV seemingly contrasts a bigger trend
of involving children in decisions made in other areas of health(care). Whereas involvement of
children in HSV is a topic that surfaced in recent discussions, this broader involvement and
exploration of who to involve and why to involve them has been a topic of extensive study and
discussion. Some arguments for involvement seem to be mentioned in both discussions, but the
extent to which the broader arguments for public involvement also are relevant for and apply
to children’s involvement in HSV currently remains unclear. Such exploration may be useful
as it can enrich the discussion around children’s involvement through mapping the arguments
from the broader literature on public involvement (39). Therefore, the aim of this paper is to
explore which of the broader arguments for public involvement may also apply to involving
children in HSV and provide a research agenda to further explore whether and, if so, how
children should and could be involved in HSV. Note that we use a broad definition of
‘involvement’ in this paper as this can encompass various possible approaches that depend on
the age and abilities of the children involved, as well as on the role they have. For instance,
involving children in HSV can range from them completing HSV tasks themselves (instead of,
or in addition to, completion by adults) to policymakers consulting children at some point in
the decision-making process on the reimbursement of health interventions for paediatric patient
populations. Also note that we primarily discuss arguments for involving children in HSV in
this paper. We would like to refer the interested reader to Rowen et al. (39) for a discussion of
the arguments for not involving them and the challenges associated with their involvement.

To meet our aim, we first discuss the broader arguments posed in the literature for

involving members of the public in decisions on health(care). Secondly, we focus on arguments



for public and patient involvement in HSV. Finally, we explore to what extent these arguments

can be mapped to children’s involvement in HSV and provide a research agenda.



2. Broader arguments for public involvement in decisions about health(care)

The relevance of public involvement in decisions on health(care) has been widely debated and
researched (40—46), and its implementations have been ongoing for some time. Already in
1978, the World Health Organization (WHO) stated that “people have a right and duty to
participate individually and collectively in the planning and implementation of their health
care” (47). Since then, public involvement seems to have gained the attention of several health
authorities (34,48,49).

The arguments for public involvement are extensive, considering that it can serve many
aims and be implemented on different levels of decision making and in various ways, ranging
from the public being involved as mere consultants to policymakers to them having actual
decision power (42,43,50,51). In relation to decisions on health(care), an often-made
distinction is the role of representative of the general public and the role of patient. While
‘public involvement’ usually relates to decisions that affect the health and access to healthcare
of others in society, ‘patient involvement’ relates to decisions that directly affect one’s own
health and access to healthcare (52).

We classify the arguments for public involvement in decisions about health(care) into
input, process, and outcome arguments. In doing so, we follow the example of Conklin et al.
(2010) who classified the benefits of public involvement in healthcare policy into intrinsic,
instrumental, and developmental benefits (45). Below we explain our classification and present
several examples of input, process, and outcome arguments.

Table 1 presents an overview of these arguments (numbered 1 to 13 for clarity).
Arguments 1 to 4 are input arguments, which are based on the principles underlying public
involvement. Arguments 1 to 3 express how public involvement aligns with democratic values.
They successively describe how public involvement is considered ‘a good in itself’ that is

‘fitting for democratic societies’ since it allows for the voices and preferences of members of



the public to be heard, and how consumers of healthcare should have a say in decisions that
concern their health (44,45,53,54). Argument 4 is another widely taken perspective on public
involvement; taxpayers should serve as decision-makers (12). The public, being crucial
financial contributors to the public sector, should have some say in policy decisions — ultimately
to ensure (better) alignment of healthcare policy with their preferences and priorities (45,54).
They are the payers and potential consumers of healthcare, which may give them a rightful
claim to involvement (45,54).

Arguments 5 to 8 are process arguments, which argue for the benefits of public
involvement in decision-making. They describe political and educative effects on the
individuals involved like, for example, how public involvement can improve the public’s
understanding of policy (constraints) and can increase the acceptance of changes in policy
(44,45,54). Furthermore, being involved increases confidence for (political) engagement and,
in the case of individual decision-making, improves understanding of a patient’s condition and
care (44,45).

Arguments 9 to 13 are outcome arguments, which describe the beneficial consequences
of public involvement in decision-making. Argument 9 states that public involvement leads to
improved decision-making, achieved due to new, relevant information being included (44,45)
and the introduction of lived experiences into policy (41). Furthermore, arguments 10 shows
how public involvement can increase the legitimacy of decision outcomes (45) and argument
11 describes improved quality of decisions due to their alignment with the values and priorities
of the public (54). Argument 12 describes how some even argue that involving the public in
decision making is the best method to achieve the optimal decision outcome for society (4,7).
The final argument, argument 13, describes the potential boost of a healthcare system’s
responsiveness to the needs of healthcare users due to its alignment with society’s preferences

(45).



For each of these arguments for public involvement in decisions on health(care), a
counterargument could potentially be raised, and any involvement will likely go hand in hand
with several risks and challenges. Some of these challenges are specific to involving members
of the public; however, often they apply to involving any stakeholder with a specific role and
interest in the outcome of the decision. For example, a potential risk of public involvement is
the subjectivity (i.e., self-interest) of members of the public (53,55). Potential challenges are
insufficient resources (e.g., in terms of experiences and knowledge) of those involved (53),
increased complexity and duration of the decision-making process (54), and sensitivity to
political lobbying of members of the public (53). Bruni et al. (54), however, argue that these
challenges hold true for every stakeholder involved in decision-making, including
policymakers, physicians, and researchers, and that there is thus no reason to assume that the

public would be more subjective than others involved in the decision-making process (54).



Table 1. Broader arguments for public involvement in decisions about health(care)

Classification of
arguments

#

The public should be involved, because...

Input

public involvement is a good in itself

public involvement is fitting in a democratic
society

consumers should have a say in decisions
concerning them

taxpayers should have a say in decisions
concerning them

Process

(5)

(6)

(7)

(8)

public involvement can improve its
understanding of (constraints on) policy

public involvement can increase its acceptance
of changes in policy

public involvement can increase confidence for
(political) engagement for the ones involved

public involvement can increase its
understanding of individual patient’s condition
and care needs

Outcome

(9)

(10)

(11)

(12)

(13)

public involvement leads to the introduction of
new and relevant expertise into policy

public involvement increases the legitimacy of outcome of decision-
making

public involvement increases the quality of decisions by ensuring
better alignment with public’s values and priorities

public involvement is the best method to achieve optimal societal
decision outcome

public involvement can result in a boost to a healthcare system'’s
responsiveness




3. Arguments for public involvement in health state valuation

Table 2 lists the arguments used for public or patient involvement in HSV. It seems that, in the
literature on HSV arguments for public involvement are often related to input argument 4. It
is, for example, argued in the valuation protocol that the public consists of taxpayers that
ultimately fund healthcare (at least in publicly financed healthcare systems) (12). Additionally,
it is argued that HSV is tied to the distribution of healthcare resources and, therefore, the
public’s preferences and involvement are essential (4,12).

In the literature on HSV, other arguments for involvement are role specific and a clear
distinction is made between the roles of 1) adult members as representatives of the general
public, and 2) patients as representative of those affected by a decision (4-7). There are
ongoing discussions on whose preferences should count in HSV (4-9), as it is questioned which
of the two roles (public or patient) would be optimal (5-7,56-58).

The arguments posed for public or patient involvement in HSV seem to be predominantly
outcome related. Arguments 14 to 16 argue for the involvement of the public rather than the
patient, as the public’s preferences are considered most suitable. For example, argument 14
describes that ‘focusing effects’ may cause patients to have recall difficulties, leading them to
put too much emphasis on parts (i.e., specific dimensions) of their health state only (4). As
compared to patients, members of the public are generally healthy and, therefore, believed to
be better able to compare impaired health to full health according to argument 15 (4,59).
Argument 16 entails that patients adapt to their health state and, therefore, may underestimate
the utility of their own HRQoL (ref to be inserted). However, the validity and accuracy of the
public’s preferences has also been questioned, as they may be under the influence of similar
biases, as illustrated by arguments 17 to 19. For example, members of the public may be less
able to value impaired health states, due to ‘focusing effects’ that may cause members of the

public to disproportionally focus on negative aspects of a health state (4,9,56). Other potential
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biases are ‘valuation compression’ that may cause the general public to struggle with
distinguishing between small differences between health states, and ‘contrast effects’ that may
cause the general public to underestimate the positive, ‘forgiving effect’ an impaired health
state has on other issues in a patient’s life (4). On the other hand, arguments 20 and 21 attach
considerable weight to patients’ knowledge and lived experience with regard to (impaired)
health and healthcare. In relation to HSV, it is considered relevant that patients adapt to their
impaired health state, and therefore it is argued that their adaptation to a health state gives their
preferences superiority over those of members of the public, as the public has insufficient
information to assess and value (the consequences of) illness (4—7,58). There are also
indications that patients are better at imagining dimensions like anxiety and depression, and
pain or discomfort than members of the public (8). Argument 22 finds its origin in welfare
economics and argues for patient involvement on grounds of well-being in a society being the
aggregation of utility of its individual members, therefore attaching considerable importance
to the preferences of the ones affected (4).

The arguments distilled from HSV literature seem to be based on different classifications
relative to public involvement in healthcare in general. Input arguments (e.g., arguments based
on underlying principles of involvement) do not appear to be widely represented in the
literature on HSV, with the exception of the taxpayer argument, which seems to serve as the
principal argument to elicit utilities from adult members of the public (12). Process arguments
(e.g., the process of being involved being beneficial to the public/patients) are not vastly present
in the literature either—none of the arguments for public involvement mentioned in the
literature on HSV seems to focus on the benefits to the individuals that are involved in the
valuation of HRQoL. Most of the arguments in this section, like the focusing effects, the
contrast effects, and the adaptation by patients are outcome arguments that focus on the impact

of public or patient involvement on the validity and accuracy of the derived HRQoL utilities.
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Table 2. Arguments for public or patient involvement in health state valuation

Classification of

# The public or patients should be involved, because... Argues for...
arguments
T (4) taxpayers should have a say in decisions that concern them
npu
(14) ‘focusing effects’ cause patients to suffer from recall bias, so public preferences are
optimal
15 ublic is generally healthy and therefore better at imagining full health, so public .
(15) P & v . 4 gining P public preferences
preferences are optimal
(16) ‘adaptation’ to impaired health states by patients leads them to underestimate their
HRQol, so public preferences are optimal
(17) ‘focusing effects’ cause the public to emphasize negative aspects of a health state, so
patient preferences are optimal
Outcome (18) ‘valuation compression’ means that the public is unable to distinguish small differences
between health states, so patient preferences are optimal
(19) ‘contrast effects’ cause public to disregard minor health issues, so patient preferences
are optimal
patient preferences
(20) ‘adaptation’ by patients is underestimated by the public, so patient preferences are
optimal
(21) patients are better at imagining dimensions like anxiety and depression, and pain and
discomfort, so patient preferences are optimal
(22) the well-being of a society is the aggregation of individual utility, so the preferences of

the ones affected are vital
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4. Mapping the arguments for public involvement to children

Table 4 describes to what extent arguments 1 to 13 can be mapped from public involvement in
health(care) to public or patient involvement in HSV, and whether and how arguments 1 to 22
can be mapped to the involvement of children in HSV. In Table 3 we present the underlying
rationale for (not) mapping the arguments based on our own reasoning of whether the argument
could apply to the context in question.

The Table shows that input arguments 1 to 3 can be mapped to both public or patient
involvement in HSV, as well as to children’s involvement, as the arguments (e.g., involvement
being fitting in a democratic society) may remain true for public/patient involvement in HSV
and when discussing involving children, as they too are part of a democratic society based on
which it can be argued that their preferences should be valued. Though democracy means that
state power is vested in the general population of societies, which many consider to be adults,
it is worth exploring how children can enrichen democratic decision-making with their
preferences and expertise on recent lived experiences. Argument 4 is presented as an important
argument when it comes to public involvement in health(care) and in HSV, but it does not map
to the involvement of children, as the majority of children may not yet pay any taxes — which
may even be used as an argument against involving them in HSV (60). However, older children
with a job may pay taxes (61), in which case the argument would hold for those children.

Of process arguments 5 to 8, number 8 is the only one that maps to the involvement of
children. Here, arguments like involvement resulting in improved understanding of constraints
on policy, are not mentioned in HSV literature and are hard to argue for when it comes to the
involvement of children. While children could learn from the process of being involved, it
seems unlikely that their understanding of policy constraints meaningfully improves (ref to be

inserted).
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Outcome arguments 9 to 12 all map to from public involvement in health(care) to the
involvement of children. Firstly, it is argued that it leads to potential improvement of decision
making and an increased legitimacy of the decisions made (ref to be inserted). Involving
children in decisions that concern them, may align decisions (and their legitimacy) with their
preferences—depending on how children are involved and what value is attached to their
preferences and opinions. Furthermore, the involvement of children may bring new expertise
to the table that is unique to their point of view and cannot easily be reproduced by others (who
are no longer children themselves) (26). Argument 13 is the only outcome argument that does
not map to the involvement of children.

Outcome arguments 14 to 22, originating from public/patient involvement in HSV all
map to the involvement of children in HSV. The various arguments made for the use of public
preferences rather than patient preferences may not be easily translated to the involvement of
children, though they do not provide a basis on which to argue against it. Patient-based
arguments are more easily mapped to the involvement of children. That is, if significant weight
is attached to the preferences of patients as experts based on the assumption that this increases
accuracy of HSV, similarly, weight should be attached to the preferences of children who are

patients, as they can therefore contribute relevant expertise and lived experience.

14



Table 3. Overview and mapping of arguments per layer, including classification of the type of arguments.

Health(care)

Health state valuation

Children’s involvement

Explanation of reasoning behind mapping

(1)!

n
>

Public involvement being ‘a good in itself’ remains true when talking about public/patient
involvement in HSV and for children’s involvement.

(2)!

v

Public involvement being being fitting in a democratic society remains true when talking about
public/patient involvement in HSV and for children’s involvement.

(3)!

v

Consumers should have a say in decisions concerning them, which maps to the involvement of both
adult and child patients in HSV.

(4)!

v

The taxpayer argument is the primary argument for public involvement in HSV. It cannot be mapped
to children’s involvement, since (most) children do not pay taxes.

(5)

The argument of public involvement improving the understanding of (constraints on) policy is not
used in HSV literature. It might be true that children could learn from being involved, which could be
an argument for their involvement. However, we are unaware of relevant evidence showing this
effect in child HSV. Therefore, this argument does not map to children’s involvement.

(6)°

The argument of public involvement increasing acceptance of changes in policy is not used in HSV
literature. Furthermore, it is unlikely that children are aware enough of changes in policy regarding
HSV.

(7)?

The argument of public involvement increasing confidence for (political) engagement is not used in
HSV literature. Furthermore, we are unaware of relevant evidence showing this effect in child HSV.
Therefore, this argument does not map to children’s involvement.

(8)°

The argument of public involvement increasing the understanding of individual patient’s condition
and care is not used in HSV literature. It might, however, be used to argue for the involvement of
children in HSV, as it potentially increases the understanding of the children that are involved about
their own health(care).

(9)°

v

Public and/or patient involvement in HSV leads to the introduction of new and relevant expertise into
policy, which also remains true for children’s involvement.

(10)°

v

Public and/or patient involvement in HSV may increase the legitimacy of outcome of decision-
making, which also remains true for children’s involvement.

(11)*

v

Public and/or patient involvement may increase the quality of decisions by ensuring better alignment
with the public’s or patient’s values and priorities, which also remains true for children’s involvement.

(12)*

v

The argument that public involvement is the best method to achieve optimal societal decision
outcome can be used to argue both for public/patient involvement in HSV and for children’s
involvement.
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(13)°

Value sets, due to their indirect contribution to healthcare decision-making are unlikely to improve
the responsiveness of healthcare systems in any meaningful way.

‘Focusing effects’ cause patients to suffer from recall bias, which calls for relying on public

(14) 3 _ preferences. There is insufficient evidence on the effect of this bias on children in HSV. However, as
" children can fulfil the role of members of the general public, there is no reason to argue against their
involvement based on this argument.
The public is generally healthy and therefore better at imagining full health, so public preferences are
(15)3 > optimal. As children can fulfil the role of members of the general public, there is no reason to argue
against their involvement based on this argument.
‘Adaptation’ by patients leads them to underestimate their HRQoL, so public preferences are optimal.
(16)3 > As children can fulfil the role of members of the general public, there is no reason to argue against
their involvement based on this argument.
(17)3 R ‘Focusing effects’ cause the public to emphasize negative aspects of a health state, so patient
i preferences are optimal. Based on this argument, child patients should be involved in HSV.
(18) 3 _ ‘Valuation compression’: public is unable to distinguish small differences between health states, so
" patient preferences are optimal. Based on this argument, child patients should be involved in HSV.
(19)3 R ‘Contrast effects’ cause public to disregard minor health issues, so patient preferences are optimal.
v Based on this argument, child patients should be involved in HSV.
( 20)3 _ ‘Adaptation’ by patients is underestimated by the public, so patient preferences are optimal. Based
" on this argument, child patients should be involved in HSV.
(2 1)3 -~ Patients are better at imagining dimensions like anxiety and depression, and pain and discomfort, so
i patient preferences are optimal. Based on this argument, child patients should be involved in HSV.
(22) 3 _ Well-being of a society is the aggregation of individual utility, so the accuracy of children’s utility
" could be crucial. If involving children improves accuracy, this argument applies.
Input, process, Predominantly outcome
outcome related

The arrows illustrate whether and how the arguments can be mapped to the other layers.

!Input arguments, *Process arguments, *Outcome arguments
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5. Discussion

The aim of this study was to explore which of the broader arguments for public involvement
may also apply to involving children in HSV and provide a research agenda to further explore
whether and, if so, how children should and could be involved in HSV.

It seems as if the decision to involve the general public or patients relies on two
(potentially competing) sets of arguments: 1) (input) arguments that are based on the
underlying principles of public involvement (e.g., the taxpayer perspective and arguments
based on the values of a society, like involvement being an integral part of a democracy), and
2) (outcome) arguments that are based on the (assumed) accuracy and validity of the utilities
elicited in HSV tasks (i.e., whose preferences perform best). The sets of arguments seem to
compete with one another as they are based on different viewpoints on what should matter—
do we want to make sure that the methods chosen for HSV align with the underlying principles
we deem important, or do we want to optimize the accurateness of the outcomes of the chosen
methods? If and how we involve children, depends on which of the sets of arguments is
considered most essential. However, both of these sets of arguments provide reason to explore
the involvement of children. If the underlying principles of the decision-making process are
what we want to focus on (i.e., input arguments matter most), children’s preferences can be
considered important on the basis of, for example, their right to have a say. Additionally, if the
objective is to ensure accuracy and validity of utilities in HSV (i.e., output arguments matter
most), children could play a role to increase alignment with their experiences and views of
HRQoL and to minimize potential biases stemming from adults valuing child health states.

In this paper, we explored the arguments for involving children in HSV by examining
literature discussing similar discussions on other levels of healthcare and ultimately, we call
for children involvement. Nevertheless, some limitations need to be discussed. First of all, due

to the focus on HSV, this paper mostly discusses literature on health economics and outcomes
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research and therefore we likely missed valuable insights from other fields that could contribute
to the discussion. Moreover, the arguments mentioned in this paper are mainly in favour of
public involvement. Though some challenges of the implementation of involving the public
and arguments against doing so are presented, the literature that we rely upon largely focuses
on the benefits. On the level of public involvement in healthcare in general, this might be
because consensus seems to have been reached on its importance, which is highlighted by
authorities’ desire to involve the public. As we use a trickle-down approach that starts from the
macro-level of healthcare in general, this focus persists throughout the paper. Also, the aim of
this paper was to investigate whether it is desirable to explore the possibilities of involving
children in some, as of yet undefined, way. Naturally, when looking solely at involving children
in HSV (i.e., without a mapping approach), arguments against their involvement become more

prevalent.

Research agenda

Further research should focus on several matters. As this article distils two competing sets of
arguments, one of which focuses on the (assumed) accuracy and validity of the utilities elicited
in HSV tasks. This should be further explored. That is, if the utilities elicited for children
through particular instruments perform well when it comes to accuracy and validity, the sets of
arguments are no longer competing, and that would shift the focus of the discussion on
children’s involvement.

Moreover, it should be examined what the views of policymakers working on
reimbursement decisions are regarding the arguments posed in this paper. They are the ones
that ultimately decide, and their opinions on the involvement of children in their decisions is
crucial. Secondly, a similar examination should be carried out with members of the public (that

is, children, adolescents, and adults).
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After these examinations have provided a clear overview of the potential desirability of
involving children in HSV, ways in which children could be involved (with or without directly
eliciting their preferences) should be explored (e.g., through consultations with stakeholders,
systematic reviews of methods for children involvement, as well as head-to-head comparisons

of specific methods).

Conclusions

The mapping exercise performed in this paper sheds light on lessons that can be learned from
discussions on public involvement (of children). While it might be difficult to determine what
role children could and should play, we see ample reason to explore the feasibility of children
involvement in HSV: nothing about us, without us. Nevertheless, questions remain concerning

the feasibility of involving children in HSV, that can be explored in future research.
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