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Abstract
Background and Objective  Collaborative engagement with individuals invested in or affected by health research, beyond 
researchers themselves, is advantageous and encouraged by major funding bodies. However, the degree of collaborative 
engagement in health state valuation is unclear. A scoping review was conducted to (i) identify recommendations on best 
practice in collaborative engagement in health economics and related literature; (ii) identify examples of collaborative engage-
ment in valuation studies; and (iii) map (ii) onto (i) to identify current practice and future recommendations.
Methods  Eight databases were searched in March-May 2024, with grey literature searches in August-September 2024. For 
objective (i), reports or manuscripts in health economics or patient-reported outcome measure development/evaluation of any 
date providing recommendations for collaborative engagement were included. For objective (ii), articles published since 2019 
featuring health state valuation and collaborative engagement were included. Best practice recommendations were extracted 
and thematically synthesised. Examples of collaborative engagement were extracted and mapped against recommendations.
Results  Twenty-two records featuring recommendations and 15 valuation studies were included. A 15-item framework of 
emerging best practice recommendations for collaborative engagement was synthesised. Most examples of collaborative 
engagement involved patients and/or experts helping inform health states for valuation. There was no evidence for 9 out 
of 15 synthesised recommendations having been applied in any of the valuation studies and only minimal evidence was 
extracted for the remaining six.
Conclusions  Collaborative engagement in health state valuation is underdeveloped and unaligned with literature recom-
mendations. A 15-point framework has been developed as a strategic starting point for developing guidance to improve 
practice in the field.

1  Introduction

In health research and practice, collaborating with a range of 
individuals and groups is seen as increasingly important [1, 
2]. Such collaborations extend beyond the researchers them-
selves, to involve and engage other “individuals, organisa-
tions or communities that have a direct interest in the process 
and outcomes of a project, research or policy endeavour [or 
who are affected by its outcomes]” [3]. Importantly, col-
laboration is more than research participation and involves 
engagement on a peer-to-peer level to help inform, inter-
pret, implement, disseminate and/or evaluate research [4]. In 
health economics, non-researcher collaborators may include, 
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Key Points for Decision Makers 

Engagement with collaborators beyond the researchers 
themselves is seen as advantageous and good practice 
in health research. However, the extent of collaborative 
engagement in health state valuation is unclear.

This scoping review is the first to systematically iden-
tify the degree of collaborative engagement reported in 
health state valuation studies and map it to synthesised 
recommendations extracted from the health economics 
and related patient-reported outcome measure literature.

Collaborative engagement in health state valuation is 
underdeveloped and unaligned with synthesised recom-
mendations from the health economics and patient-
reported outcome measure literature. The synthesised 
recommendations framework from this review presents 
a strategic starting point for further work to develop 
consensus-based guidelines for best practice in collabo-
rative engagement in health state valuation.

but may not be limited to, members of the public, patients, 
clinicians, subject experts, payers and purchasers, and policy 
representatives or decision makers [3]. In this article, we 
use the term ‘collaborators’ in preference to ‘stakeholders’, 
owing to the latter’s problematic connotations reflecting his-
torical power differentials between groups [5].

Engagement with non-researcher collaborators is theo-
rised to actively benefit research projects. For example, 
by increasing the relevance of the research and fostering 
reciprocal endorsement with a broader group of individuals 
involved in or affected by the project, improving the impact 
and uptake of research outcomes [6]. Further, involving and 
engaging potential collaborators, such as patients and/or the 
public in research they are invested in, or affected by, com-
plies with modern ethical and moral standards exemplified in 
the ‘nothing about us, without us’ philosophy [7, 8]. Accord-
ingly, major funding bodies, such as the National Institute 
for Health and Care Research in the UK and National Health 
and Medical Research Council in Australia, require evidence 
of collaborative engagement as standard in their applications 
for funding [9, 10].

In certain related fields, such as outcomes research 
(including the development/evaluation of patient-reported 
outcome measures [PROMs]), collaboration with patients, 
members of the public and/or other individuals is an estab-
lished practice [11, 12]. However, in health economics 
research concerned with health state valuation (i.e. eliciting 
quantitative preferences for differing health states), collabo-
rative engagement is less apparent [13]. Nevertheless, clear 

opportunities for collaboration exist in health state valua-
tion research, including with patients whose health states are 
being valued, target participants of valuation studies, public 
funders of healthcare systems, end users of value sets and 
decision makers, amongst others. Many methods choices in 
health state valuation involve normative or value judgements 
by the researcher (e.g. whose preferences should be elicited), 
which could benefit from collaborative engagement and con-
sultations with users of and those involved in or affected by 
the research [13–15]. While contemporary valuation stud-
ies are beginning to emerge with elements of collaborative 
engagement incorporated [16], there is currently an absence 
of guidelines or recommendations for best practice, poten-
tially compromising the standard and quality of collabora-
tive engagement in health valuation. While guidance exists 
in complementary fields (e.g. in PROM development) [17], 
as well as generic guidance [18, 19], health state valuation 
studies have a number of unique aspects that could benefit 
from bespoke best practice guidelines to help standardise 
and optimise the quality of collaborative engagement in the 
field. Establishing a tradition for high-quality collaborative 
engagement in valuation research is recognised as valuable 
and necessary to ‘future-proof’ the discipline [16].

Developing best practice guidance is iterative, involving 
multiple sequential stages. An initial necessary first step is 
to map what is already known. This includes establishing 
current practice(s); drawing on existing guidance from both 
within the field and in allied discipline(s); and identifying 
gaps in process and knowledge. A scoping review is par-
ticularly suited to achieve this as a methodology designed 
to identify and map available evidence; establish gaps in 
knowledge or practice; and generate recommendations for 
future research and evidence synthesis [20]. When scoping 
the literature, rather than general guidelines/recommenda-
tions, which are nonetheless useful, we are interested in 
specific recommendations emerging from within and con-
textualised to the field of interest (i.e. health economics). To 
draw on knowledge from a discipline where collaborative 
engagement is more well established, we chose to broaden 
the scope of the review to include recommendations that 
exist within the allied discipline of PROM development/
evaluation. The two disciplines have a clear cross-over, as 
health state classification systems are often derived from 
PROMs to produce preference-weighted scoring algorithms 
for generating utilities [21].

Accordingly, in this paper, we present a scoping review 
that systematically identifies: (i) existing best practice rec-
ommendations for collaborative engagement in health eco-
nomics and the complementary discipline of PROM devel-
opment/evaluation; (ii) contemporary health state valuation 
studies reporting collaborative engagement; and (iii) gaps 
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and future recommendations, by mapping the results of (ii) 
onto (i).

The following three research questions were addressed:

1.	 What are the characteristics and key components 
of existing best practice guidelines on collaborative 
engagement in health state valuation and complementary 
fields (including health economics and PROM develop-
ment/evaluation)?

2.	 What examples and characteristics of collaborative 
engagement activities exist in recent health state valua-
tion studies?

3.	 How do examples of recent collaborative engagement 
activities in health state valuation (question 2) map 
against existing guidelines on collaborative engage-
ment in health state valuation and complementary fields 
(question 1)?

2 � Methods

2.1 � Protocol and Registration

The protocol for this review was made publicly available 
online prior to study commencement (https://​doi.​org/​10.​
15131/​shef.​data.​25442​377.​v1). Best practice guidance from 
the Joanna Briggs Institute was followed [22]. The article 
has been prepared using the Preferred Reporting Items for 
Systematic Reviews and Meta-Analyses Extension for Scop-
ing Reviews checklist, available in Appendix 1 in the Elec-
tronic Supplementary Material (ESM) [23].

2.2 � Search Strategy

Two database searches were conducted on Ovid MED-
LINE, Embase via Ovid, CINAHL via EBSCO, PsycINFO 
via Ovid, Science Citation Index, Social Sciences Citation 
Index and Conference Proceedings Indexes for Science and 
Social Sciences (Web of Science Core Collection), Econ-
lit via Ovid. In addition, Tufts Cost-Effectiveness Analysis 
Registry and MathSciNet (American Mathematical Society) 
were searched for search 1 only. The first search (search 1) 
was designed to identify existing recommendations on best 
practice in collaborative engagement in the field of health 
economics and/or PROM development/evaluation. The sec-
ond search (search 2) was designed to identify any recent 
examples of collaborative engagement in actual health state 
valuation studies. Search 1 was conducted between 25 and 
26 March, 2024 from inception (i.e. with no date limit). 
Search 2 was conducted on 1 May, 2024 and limited to the 
last 5 years (i.e. from 2019) to identify recent examples in 
the field. Given contemporary recognition of the importance 
of collaborating with key partners (e.g. patients, decision 

makers), we considered it likely that most relevant examples 
would be uncovered within the previous 5 years. No lan-
guage restrictions were implemented in the searches.

Search 1 combined keyword terms and synonyms for 
guidance (e.g. guidelines, standards, position, recommen-
dation); collaborators (e.g. patient, public, expert, decision 
maker); methodologies/terms indicative of collaboration 
(e.g. focus group, workshop, peer led, involve*, engag*, 
consult*, collaborat*); and field (e.g. health economics, 
PROMS). Search 2 combined the keyword terms and syno-
nyms for collaborators; methodologies/terms indicative of 
collaboration; and health state valuations (e.g. health state, 
utility*, preference based, valu*). The full database search 
strategies are provided in Appendix 2 in the ESM.

For search 1, additional complementary grey literature 
searches were conducted on relevant professional organisa-
tions including The International Society for Quality of Life 
Research, The Professional Society for Health Economics 
and Outcomes Research (ISPOR), relevant health technol-
ogy assessment bodies (e.g. National Institute for Health 
and Care Excellence, US Food and Drug Administration), 
World Health Organization and Google Scholar (see Appen-
dix 2 in the ESM for a full list of organisations searched). 
These were last searched on 19 August, 2024. For search 2, 
additional searches of value set publications on the EuroQol 
website (https://​euroq​ol.​org/​infor​mation-​and-​suppo​rt/​resou​
rces/​value-​sets/) and Google Scholar were conducted and 
records screened. These were last searched on 15 September, 
2024. It was not possible to access unpublished valuation 
reports directly from EuroQol because of author permis-
sions. In response to peer review, additional grey literature 
searches of the websites of other commonly used generic 
preference-weighted measures (including the 15D, Assess-
ment of Quality of Life [AQoL], Health Utilities Index 
[HUI], PROMIS-Preference Scoring System [PROPr], Qual-
ity of Well-Being Scale [QWB], Short Form 6 Dimensions 
[SF-6D]) were searched in October 2025 (see Appendix 2 
of the ESM for websites searched). The reference lists of 
all included articles were screened for potential additional 
inclusions.

2.3 � Evidence Selection

Records retrieved from the searches were stored in EndNote 
(v21, 2023; Clarivate Analytics, Philadelphia, PA, USA) and 
de-duplicated, before being exported to Microsoft Excel for 
screening. Titles and abstracts of retrieved records were 
screened against the eligibility criteria (Table 1). This pro-
cess was conducted independently by two reviewers (VG, 
GS), with discrepancies reconciled by a third reviewer 
(PP). Any records that were deemed potentially eligible 
were reviewed at full text independently by two review-
ers (VG, GS). Any disagreement at the full-text stage was 

https://doi.org/10.15131/shef.data.25442377.v1
https://doi.org/10.15131/shef.data.25442377.v1
https://euroqol.org/information-and-support/resources/value-sets/
https://euroqol.org/information-and-support/resources/value-sets/
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reconciled by a third reviewer (PP). Reasons for exclusion 
were recorded at the full text stage.

2.4 � Data Extraction

Data were extracted from each included record by two inde-
pendent reviewers (VG, GS). A data extraction spreadsheet 
was prepared on Excel (one for each search) adapted from 
the Joanna Briggs Institute standardised data extraction form 
[24]. The spreadsheet was piloted on the first four records 
from each search prior to full extraction. No modifica-
tions were required. Any discrepancies in data extraction 
were reconciled by a third reviewer (PP). Data extracted 
were adapted for each article type (i.e. guidelines vs valu-
ation studies) and included: article details (e.g. authorship, 
context, country, field); methodological details (e.g. study 
design, participant characteristics, collaborators involved); 
details of collaborative engagement (e.g. definition, activi-
ties, purpose); engagement outcomes (if reported); and/or 
best practice recommendations (if reported). Finalised data 
extraction forms are available in Appendix 3 of the ESM.

2.5 � Data Synthesis

Extracted data were presented and synthesised narratively. 
Best practice recommendations extracted were themati-
cally synthesised by two researchers (PP, JC), by apply-
ing descriptive codes to extracted quotes in Excel. This 
process was iterative, and descriptive codes were refined 
over time until a final set was agreed (see Appendix 3 of 
the ESM for codes applied to the extracted data). Syn-
thesised recommendations were then tabulated into a the-
matic framework and a summary description was writ-
ten for each based on the extracted quotes. The proposed 
thematic framework of recommendations was agreed with 
the rest of the research team. Agreed data extracted from 
health state valuation studies was tabulated and mapped 

against the synthesised framework of recommendations by 
two researchers (PP, JC) to identify coverage and gaps in 
practice. During mapping, for each synthesised recommen-
dation, extracted evidence was graded as sufficient (✔), 
insufficient (x) or uncertain (?) evidence that the recom-
mendation had been applied in the valuation study (with 
referral back to the source article if in any doubt). Specifi-
cally, the raters looked for descriptive evidence demon-
strating awareness of the recommendation and an attempt 
to implement it, with a grading approach that emphasised 
leniency. The grading criteria used are in Appendix 4 in 
the ESM. Sub-grouping of the results by age (i.e. paediat-
ric vs adults) and type of collaborator (e.g. patient, public, 
decision maker) was considered a priori but not pursued 
because of insufficient observations to draw conclusions 
by sub-grouping the data.

3 � Results

3.1 � Evidence Selection

The evidence selection process is summarised in Fig. 1. In 
search 1 (recommendations), 3449 records were identified 
in scholarly databases (2558 after duplicates removed). 
One hundred and two records were reviewed at full text, 
with 14 included in the review. One hundred and sev-
enty-nine additional records were identified from grey 
literature searching and reference screening, with seven 
included in the review. One additional record was added 
following peer review, for a total of 22 records.

In search 2 (health state valuation studies), 3082 
records were identified in scholarly databases (1743 after 
duplicates removed). Eighty-two records were reviewed 
at full text, with 15 included in the review. Eighty addi-
tional records were identified from the website searching, 
Google Scholar and reference screening, but none was 

Table 1   Eligibility criteria for the review

PROM patient-reported outcome measure
a For operational definitions of scoping review terms, please see the study protocol (https://​doi.​org/​10.​15131/​shef.​data.​25442​377.​v1)

(i) Existing guidance
 Reports or published manuscripts (i.e. not abstracts or other non-full-text sources) written in English
 In the fields of health economics or PROM development/evaluation
 Provides recommendations for collaborative engagementa in research

(ii) Primary research
 Published manuscripts or EuroQol valuation reports (i.e. not abstracts or other non-full-text sources) written in English published from 2019 

onwards
 Primary research (of any research design) [i.e. not secondary research, systematic reviews, meta-analyses or letters]
 Includes  a health state valuation methodology (i.e. a recognised method that derives people’s quantitative preferences for living in different 

health states)
 Features/describes collaborative engagement

https://doi.org/10.15131/shef.data.25442377.v1
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deemed eligible for inclusion in the review because there 
was no evidence of collaborative engagement, giving a 
total of 15 records.

3.2 � Characteristics of Included Evidence

Table 2 summarises the characteristics of included evidence 
from search 1 that provides at least one extracted recom-
mendation for collaborative engagement. Half of the records 
were classified in the field of health economics (n = 11) 
and half in PROM development/evaluation (n = 11), with 
corresponding authors based across four countries (with 
concentrations in the UK, n = 9, USA, n = 5 and Canada, 
n = 5). The majority of records (n = 19) addressed col-
laborative engagement within the context of patient and/or 
public involvement, including caregivers, with only a few 
discussing wider engagement with other invested individu-
als, such as clinicians, payers and policy makers [25–27]. On 
average, six best practice recommendations were extracted 
from each record (range = 1–11), with the content of these 
recommendations informed in a variety of ways. One arti-
cle was focused on patient and public involvement in child 
health research [28], and one featured a recommendation for 
involving children [29]. All other articles focused on adult 
collaborators.

Table 3 summarises the characteristics of included evi-
dence from search 2 (i.e. valuation studies). The majority 
were vignette studies in a range of health conditions (n = 12) 
and were conducted in the UK (n = 8) or Australia (n = 3). 
With the exception of two studies that also involved collabo-
ration in recruitment and training and the feedback of study 
findings [30, 31], all studies used collaborative engagement 
to inform/review health states (and related content) for val-
uation. The type and number of collaborators varied, but 
typically included clinical experts and/or people with lived 
experience.

3.3 � Synthesised Recommendations

Fifteen recommendations for best practice in collabora-
tive engagement were synthesised from the extracted data 
(Table 4). All were cited in at least five of the 22 records 
included in the review (in search 1). Recommendations con-
cerned the planning/design, conduct, evaluation and report-
ing of collaborative engagement. The most common recom-
mendations included the need to involve collaborators at key 
stages throughout the research (n = 15) and to foster sus-
tained and meaningful (vs tokenistic) engagement (n = 12). 
This was followed by identifying suitable representatives 
from target collaborative groups (n = 11), adapting resources 

Fig. 1   Preferred Reporting Items for Systematic Reviews and Meta-Analyses (PRISMA) flow diagram. CE collaborative engagement, HE health 
economics, PROMs patient-reported outcome measures.  Source: Page MJ, et al. BMJ 2021;372:n71. https://​doi.​org/​10.​1136/​bmj.​n71.​38 [38].

https://doi.org/10.1136/bmj.n71.38
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for collaborators (n = 10) and developing a detailed collabo-
ration plan or protocol (n = 10).

3.4 � Mapping of Evidence

Table 5 shows the results of mapping the available evidence 
from included valuation studies featuring collaborative 
engagement against the synthesised best practice recom-
mendations. There was no evidence for 9 out of 15 synthe-
sised recommendations having been applied in any of the 
valuation studies reviewed. For recommendation #2 ‘Involve 
suitable representatives from target groups’, three studies 
provided sufficient evidence [30, 31, 68] and nine provided 
uncertain evidence, as multiple collaborators were involved 
but no evidence was provided that these were suitable or had 
sufficient diversity or breadth relative to the target group(s). 
For recommendation #3 ‘Involve at key stages throughout 
the research process’, three studies provided uncertain evi-
dence [30, 31, 68], as collaborators were involved in more 
than one stage of the work, but it was unclear if these were 
key stages in the project (and why collaborators were not 
involved in further stages). For recommendation #5 ‘Ensure 
collaboration adds value to the research project’, one study 
provided sufficient evidence [31], and ten provided uncer-
tain evidence, as the collaborative activity was described as 
“helpful” or adding value, but no stated rationale or expected 
outcome was provided nor any indication the value of the 
desired outcome was evaluated or evaluable. Finally, two 
studies provided sufficient evidence for recommendation #14 
‘Feedback to collaborators/the community’ and uncertain 
evidence for recommendation #10 ‘Foster sustained and 
meaningful engagement’ and recommendation #15 ‘Ensure 
full and transparent reporting’ [30, 31]. This is because evi-
dence suggested a meaningful reciprocal collaboration may 
have occurred but there was insufficient detail to confirm 
this. Further, the authors included more details on engage-
ment than comparative articles, but they were not fully 
transparent, and some additional details were included as 
acknowledgements only.

4 � Discussion

This scoping review represents a first of its kind exploration 
into the degree of collaborative engagement in contempo-
rary health state valuation studies and how this evidence 
maps onto existing recommendations that have been pro-
vided in the health economics and PROM literature. The 
methodological approach applied was rigorous and followed 
best practice guidance for scoping reviews [22]. A synthe-
sised framework of ‘best practice’ recommendations was 
produced, designed to guide future research into collabora-
tive engagement in health state valuation internationally, and Ta

bl
e 
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ni
ng
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bo
ra

tio
n,
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pr
op

os
ed

 st
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te
gy

 to
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ci
lit

at
e 

su
st

ai
ne

d 
an

d 
m

ea
ni

ng
fu

l 
co

lla
bo

ra
tio

n 
th

ro
ug

ho
ut

 th
e 

pr
oj

ec
t s

ho
ul

d 
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 o
ut

lin
ed
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el
l a

s d
et
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lin

g 
ho

w
 g

oo
d 

et
hi
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l p

rin
ci

pl
es

 
w

ill
 b

e 
ad

he
re

d 
to

 (#
12

). 
Th

e 
w

ay
 in
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hi

ch
 th

e 
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ill
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e 
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al

ua
te

d 
(e

.g
. a

ss
es

si
ng
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s i

m
pa

ct
) s

ho
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d 
be

 p
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-s
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ci
fie
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13
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d 

th
e 
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ss

em
in

at
io

n/
re

po
rti

ng
 

str
at

eg
y 

as
 p

ar
t o

f t
he

 st
ud

y 
pr

ot
oc

ol
 sh

ou
ld

 in
cl

ud
e 

a 
pl

an
 fo

r r
ep

or
tin

g 
on

 c
ol

la
bo

ra
tio

n 
(#

15
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in
cl

ud
in

g 
th

e 
w

ay
s s

tu
dy

 fi
nd

in
gs

 w
ill

 b
e 

di
re

ct
ly

 sh
ar

ed
 w

ith
 ta

rg
et

 
co

lla
bo

ra
to

r g
ro

up
s (

#1
4)

. F
in

al
ly

, t
he

 c
ol

la
bo

ra
tio

n 
pl

an
 

sh
ou

ld
 b

e 
re

vi
si

te
d 

pe
rio

di
ca

lly
 a

nd
 u

pd
at

ed
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s n
ec

es
-

sa
ry

, i
n 

ac
co

rd
an

ce
 w

ith
 th

e 
ne

ed
 to

 a
do

pt
 a

 fl
ex

ib
le

 a
nd

 
re

sp
on

si
ve

 a
pp

ro
ac

h 
to

 c
ol

la
bo

ra
tio

n 
th

ro
ug

ho
ut

 th
e 

pr
oj

ec
t (

#7
)

“T
he

 im
po

rta
nc

e 
of

 d
ev

el
op

in
g 

a 
cl

ea
r P

I [
pu

bl
ic

 in
vo

lv
e-

m
en

t] 
pl

an
 is

 e
ss

en
tia

l. 
Th

e 
re

se
ar

ch
 te

am
 n

ee
ds

 to
 

co
ns

id
er

 th
e 

re
m

it 
of

 th
ei

r p
ro

je
ct

, a
nd

 w
hi

ch
 st

ag
es

 
of

 P
RO

M
 d

ev
el

op
m

en
t t

he
y 

w
ill

 b
e 

un
de

rta
ki

ng
…

 In
 

ad
di

tio
n,

 th
er

e 
sh

ou
ld

 b
e 

cl
ar

ity
 o

n 
bo

th
 si

de
s a

ro
un

d 
th

e 
ex

pe
ct

at
io

ns
 in

 te
rm

s o
f fi

na
nc

ia
l c

om
pe

ns
at

io
n 

an
d 

ex
pe

ct
ed

 in
pu

t. 
Th

e 
pl

an
 sh

ou
ld

 a
ls

o 
in

cl
ud

e 
de

ta
ils

 
of

 h
ow

 th
e 

re
po

rti
ng

 o
f P

I a
ct

iv
iti

es
 w

ill
 o

cc
ur

 a
nd

 th
e 

ex
te

nt
 to

 w
hi

ch
 th

e 
im

pa
ct

 o
f P

I w
ill

 b
e 

ev
al

ua
te

d.
” 

[2
9]

“E
st

ab
lis

h 
a 

pr
ot

oc
ol

 fo
r p

ar
tn

er
in

g 
w

ith
 st

ak
eh

ol
de

rs
. 

Th
e 

pr
ot

oc
ol

 sh
ou

ld
 in

cl
ud

e 
bu

t i
s n

ot
 li

m
ite

d 
to

: h
ow

 
re

pr
es

en
ta

tiv
en

es
s w

ill
 b

e 
ac

hi
ev

ed
; t

he
 ta

rg
et

ed
 p

at
ie

nt
 

po
pu

la
tio

n(
s)

; o
bj

ec
tiv

es
 fo

r e
ng

ag
em

en
t; 

ex
pe

ct
at

io
ns

/ 
ro

le
s;

 a
nd

 lo
gi

sti
cs

 su
ch

 a
s n

um
be

r o
f h

ou
rs

, m
ee

tin
gs

, 
co

m
pe

ns
at

io
n,

 a
nd

 a
nt

ic
ip

at
ed

 fi
na

l d
el

iv
er

ab
le

s.”
 [4

9]
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he
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 d
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 b

e 
so
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ra
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 c
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. c
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r p
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 p
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ul
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n 
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t s

ho
ul

d 
al

so
 b

e 
no

te
d 
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at

 P
I m

ay
 in

vo
lv

e 
in

pu
t f

ro
m

 
m

or
e 
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an
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al
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vi
ng

 m
or

e 
th

an
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ne
 

pe
rs

on
 in

cr
ea

se
s t

he
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re
ad

th
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f e
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er
ie

nc
e 
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 th

e 
pr
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ec

t, 
al

lo
w

s t
ho

se
 in

vo
lv

ed
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 su
pp

or
t a

nd
 e
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ou

ra
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 e
ac

h 
ot

he
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d 
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lo

w
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 m
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le
 p

er
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es
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em

be
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ot

 b
e 
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pr

es
en

ta
tiv

e 
of

 e
ve

ry
on

e 
w

ho
 h
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 a

 sp
ec

ifi
c 

co
nd

iti
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3,

 2
4]

. H
av

in
g 

a 
PI

 te
am

 is
 b

en
efi

ci
al

 to
 

al
lo

w
 fo

r w
id

er
 d

iv
er

si
ty

 a
nd

 e
xp

er
ie

nc
es

...
 T

he
re

 m
ay

 b
e 

es
ta

bl
is

he
d 

PI
 g

ro
up

s f
or

 th
e 

gi
ve

n 
he

al
th

 c
on

di
tio

n,
 o

r 
th

er
e 

m
ay

 b
e 

a 
ne

ed
 to

 e
st

ab
lis

h 
a 

ne
w

 P
I g

ro
up

, w
hi

ch
 

sh
ou

ld
 b

e 
as

 d
iv

er
se

 a
s p

os
si

bl
e.”

 [2
9]

“T
he

se
 v

al
ue

s a
nd

 p
er

sp
ec

tiv
es

 a
re

 ty
pi

ca
lly

 p
ro

vi
de

d 
by

 a
 v

ar
ie

ty
 o

f s
ta

ke
ho

ld
er

s (
pa

tie
nt

[s
], 

pu
bl

ic
/c

iti
ze

ns
, 

pr
ov

id
er

s o
f c

ar
e,

 p
ay

er
s, 

pr
od

uc
er

s a
nd

 in
no

va
to

rs
 o

f 
he

al
th

 te
ch

no
lo

gy
, p

rin
ci

pa
l i

nv
es

tig
at

or
s i

n 
re

se
ar

ch
, a

nd
 

po
lic

y 
m

ak
er

s)
 a

nd
 e

xp
er

ts
 (e

.g
. e

xp
er

ts
 in

 m
ed

ic
in

e,
 la

w
, 

et
hi

cs
, e

co
no

m
ic

s, 
ep

id
em

io
lo

gy
, b

io
en

gi
ne

er
in

g,
 a

nd
 

pa
tie

nt
-b

as
ed

 e
vi

de
nc

e)
.” 

[2
5]
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f c
ol

la
bo

ra
to

rs
 sh

ou
ld

 b
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 p
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, f
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m
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 st

ag
es

 id
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ra
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n 
pl

an
 (#

1)
. 

Th
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en
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 c
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bo

ra
to

rs
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 c
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 c
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ng
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en

t 
sh

ou
ld
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eg
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s p
os

si
bl
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m
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el
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 m
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, f
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at
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n 
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 d
es
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 c
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si
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 o
f 
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ci
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 m
at

er
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ls
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nd
 re

so
ur

ce
s;

 in
te

rp
re

ta
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of
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nd
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nd

 d
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of
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su
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de

al
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 c
ol
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-
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ut
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ng
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it 

m
ay
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 b
e 
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-
tio
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e 
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se
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ch
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“R
at

he
r t

ha
n 

sp
or

ad
ic

 to
uc

hp
oi

nt
s o

r t
ok

en
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cl
us

io
n,

 it
 is

 
im

po
rta

nt
 to

 in
cl

ud
e 

pa
tie

nt
s, 

ca
re

rs
, f

am
ily

 m
em

be
rs

, 
an

d 
ad

vo
ca

te
s i

n 
al

l a
sp

ec
ts

 o
f t

he
 C

O
S 

de
ve

lo
pm

en
t 

pr
oc

es
s..

. T
hi

s m
et

ho
d 

of
 in

co
rp

or
at

in
g 

pa
tie

nt
 v

al
ue

s 
“u

ps
tre

am
”,

 i.
e.

 b
ef

or
e 

pi
vo

ta
l t

ria
ls

 b
eg

in
, i

nc
re

as
es

 th
e 

pa
tie

nt
 c

en
te

re
dn

es
s o

f e
vi

de
nc

e 
av

ai
la

bl
e 

fo
r f

ur
th

er
 

H
EO

R
 a

nd
 a

cr
os

s d
ec

is
io

n-
m

ak
in

g 
co

nt
ex

ts
 (r

eg
ul

at
or

y,
 

co
ve

ra
ge

 a
nd

 re
im

bu
rs

em
en

t, 
pa

tie
nt

/c
lin

ic
ia

n)
.” 

[4
1]

“B
y 

in
co

rp
or

at
in

g 
“a

ll 
st

ag
es

 o
f t

he
 re

se
ar

ch
 p

ro
ce

ss
,” 

w
e 

in
te

nd
 to

 c
ov

er
 th

e 
fu

ll 
sp

ec
tru

m
 o

f r
es

ea
rc

h 
ac

tiv
iti

es
, 

in
cl

ud
in

g 
pl

an
ni

ng
, c

on
du

ct
, a

nd
 d

is
se

m
in

at
io

n.
 T

he
 

ph
ra

se
 “

al
l s

ta
ge

s”
 is

 u
se

d 
to

 in
di

ca
te

 th
at

 p
at

ie
nt

 e
ng

ag
e-

m
en

t m
ay

 b
e 

po
ss

ib
le

, a
nd

 sh
ou

ld
 b

e 
co

ns
id

er
ed

, a
t a

ny
 

po
in

t i
n 

a 
stu

dy
. N

ev
er

th
el

es
s, 

it 
is

 n
ot

 m
ea

nt
 to

 fu
nc

tio
n 

as
 a

 m
an

da
te

 th
at

 e
ng

ag
em

en
t m

us
t h

ap
pe

n 
at

 a
ll 

st
ag

es
 

of
 a

 si
ng

le
 st

ud
y,

 w
hi

ch
 m

ay
 b

e 
ne

ith
er

 fe
as

ib
le

 n
or

 
ap

pr
op

ria
te

.” 
[2

7]
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 b
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 c
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la

bo
ra

to
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w
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bo
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to
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er
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r r
ol
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d 

re
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lit

ie
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ef
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e 
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r 

in
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n 
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“S
ta

ke
ho

ld
er

s a
nd

 e
xp

er
ts

 c
an

 h
av

e 
fin

an
ci

al
, p

ro
fe

ss
io

na
l, 

or
 re

pu
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l i
nt

er
es

ts
 in

 th
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ou
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es

 o
f d

el
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er
at

iv
e 

pr
oc

es
se

s, 
w

hi
ch

 p
oi

nt
s t

o 
th

e 
ne

ed
 fo

r t
he

ir 
ro

le
s t

o 
be

 
cl

ea
rly

 d
efi

ne
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Pa

rti
ci

pa
nt

s m
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 re
pr
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en
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w
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he
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ir 

in
di

vi
du

al
 v

ie
w

s”
 [2

5]
“D

efi
ne

 th
e 

pa
tie

nt
 ro

le
 o

n 
th

e 
pr

oj
ec

t. 
Pr

io
r t

o 
se

le
ct

in
g 

a 
pa

tie
nt

/p
at

ie
nt

 p
ar

tn
er

, i
t i

s i
m

po
rta

nt
 to

 e
st

ab
lis

h 
th

e 
ca

pa
ci

ty
 w

ith
in

 w
hi

ch
 th

e 
pa

tie
nt

/p
at

ie
nt

 p
ar

tn
er

 w
ill

 b
e 

en
ga

ge
d 

an
d 

co
m

m
un

ic
at

e 
th

es
e 

ro
le

s c
le

ar
ly

 to
 a

ll 
pa

r-
tie

s…
 C

le
ar

ly
 c

om
m

un
ic

at
e 

re
sp

on
si

bi
lit

ie
s f

or
 sp

ec
ifi

c 
pr

oj
ec

t t
as

ks
 a

nd
 th

e 
im

pa
ct

 th
at

 th
ei

r p
ar

tic
ip

at
io

n 
is

 
br

in
gi

ng
 to

 th
e 

pr
oj

ec
t…

 P
at

ie
nt

s/
pa

tie
nt

 p
ar

tn
er

s s
ho

ul
d 

be
 in

vo
lv

ed
 in

 th
e 

de
ci

si
on

-m
ak

in
g 

pr
oc

es
s t

o 
de

te
rm

in
e 

ho
w

 th
e 

w
or

ki
ng

 re
la

tio
ns

hi
p 

w
ill

 b
e 

str
uc

tu
re

d;
 th

is
 w

ill
 

en
su

re
 th

at
 th

ei
r u

ni
qu

e 
ne

ed
s c

an
 b

e 
m

et
 th

ro
ug

ho
ut

 th
e 

pa
rtn

er
sh

ip
.” 

[5
4]
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En

su
re

 c
ol

la
bo

ra
tio

n 
ad

ds
 v

al
ue

 to
 th

e 
re

se
ar

ch
 p

ro
je

ct
C

ol
la

bo
ra

tio
n 

sh
ou

ld
 n

ot
 b

e 
un

de
rta

ke
n 

fo
r t

he
 sa

ke
 o

f i
t 

or
 to

 ‘t
ic

k 
bo

xe
s’

 a
nd

 sh
ou

ld
 b

e 
de

si
gn

ed
 in

 a
 w

ay
 th

at
 

ad
ds

 d
em

on
str

ab
le

 v
al

ue
 to

 th
e 

re
se

ar
ch

 p
ro

ce
ss

. W
hi

le
 

po
te

nt
ia

l c
ol

la
bo

ra
tio

n 
sh

ou
ld

 b
e 

co
ns

id
er

ed
 a

t e
ac

h 
st

ag
e 

of
 th

e 
re

se
ar

ch
 p

ro
ce

ss
 (#

3)
, k

ey
 st

ag
es

 fo
r c

ol
la

bo
ra

tiv
e 

en
ga

ge
m

en
t s

ho
ul

d 
be

 id
en

tifi
ed

 a
s p

ar
t o

f t
he

 c
ol

la
bo

ra
-

tio
n 

pl
an

 (#
1)

 th
at

 c
on

tri
bu

te
 to

 th
e 

go
al

s o
f t

he
 p

ro
je

ct
 

an
d 

w
he

re
 ta

rg
et

 c
ol

la
bo

ra
to

rs
 c

an
 b

rin
g 

ad
di

tio
na

l 
in

si
gh

ts
 a

nd
 b

en
efi

t b
ey

on
d 

th
at

 o
f t

he
 re

se
ar

ch
 te

am
. T

he
 

be
ne

fit
s o

f c
ol

la
bo

ra
tio

n 
sh

ou
ld

 b
e 

ba
la

nc
ed

 a
ga

in
st 

th
e 

co
sts

 o
f c

ar
ry

in
g 

it 
ou

t, 
w

hi
ch

 m
ay

 d
iff

er
 a

cr
os

s p
ro

je
ct

s 
an

d 
pr

oj
ec

t s
ta

ge
s. 

Ea
ch

 p
oi

nt
 o

f c
ol

la
bo

ra
tio

n 
sh

ou
ld

 
ha

ve
 a

 ra
tio

na
le

 a
nd

 e
xp

ec
te

d 
ou

tc
om

e/
im

pa
ct

, w
hi

ch
 

sh
ou

ld
 b

e 
am

en
da

bl
e 

to
 e

va
lu

at
io

n 
(#

13
)

“R
efl

ec
tin

g 
on

 th
e 

pr
oc

es
s o

f s
el

ec
tin

g 
ta

sk
s, 

w
e 

su
gg

es
t 

th
re

e 
el

em
en

ts
 th

at
 a

re
 n

ee
de

d 
fo

r P
PI

 [P
at

ie
nt

 a
nd

 p
ub

lic
 

in
vo

lv
em

en
t] 

to
 a

dd
 re

al
 v

al
ue

 to
 a

 re
se

ar
ch

 ta
sk

. F
irs

t, 
th

e 
ta

sk
 m

us
t b

e 
ne

ce
ss

ar
y 

in
 m

ee
tin

g 
th

e 
re

se
ar

ch
 g

oa
ls

 
of

 th
e 

pr
oj

ec
t. 

Th
is

 m
ay

 so
un

d 
ob

vi
ou

s, 
bu

t i
t m

ea
ns

 th
at

 
ta

sk
s s

ho
ul

d 
no

t b
e 

in
ve

nt
ed

 fo
r t

he
 p

ur
po

se
s o

f P
PI

. T
hi

s 
cr

ea
te

s u
nn

ec
es

sa
ry

 w
or

k 
fo

r e
ve

ry
on

e 
an

d 
un

de
rm

in
es

 
th

e 
le

gi
tim

ac
y 

of
 P

PI
. S

ec
on

d,
 th

e 
ta

sk
 sh

ou
ld

 b
e 

on
e 

w
he

re
 th

e 
ac

ad
em

ic
 re

se
ar

ch
 te

am
 a

lo
ne

 h
av

e 
a 

kn
ow

l-
ed

ge
 o

r s
ki

lls
 g

ap
. I

t w
ou

ld
 n

ot
 re

al
ly

 m
ak

e 
se

ns
e,

 fo
r 

ex
am

pl
e,

 fo
r P

PI
 p

ar
tic

ip
an

ts
 to

 e
xe

cu
te

 a
na

ly
si

s t
ha

t t
he

 
re

se
ar

ch
er

s a
re

 tr
ai

ne
d 

an
d 

ex
pe

rie
nc

ed
 in

, s
im

pl
y 

fo
r t

he
 

sa
ke

 o
f i

t. 
Th

ird
, t

he
 la

y 
pa

rti
ci

pa
nt

s s
ho

ul
d 

ha
ve

 so
m

e 
ad

di
tio

na
l k

no
w

le
dg

e 
or

 sk
ill

s, 
in

 re
la

tio
n 

to
 th

e 
ta

sk
, 

ab
ov

e 
th

at
 w

hi
ch

 th
e 

pr
of

es
si

on
al

 re
se

ar
ch

er
s p

os
se

ss
. 

Th
is

 m
ea

ns
 a

 ta
sk

 w
ill

 n
ot

 n
ec

es
sa

ril
y 

be
 su

ita
bl

e 
fo

r 
PP

I j
us

t b
ec

au
se

 th
e 

ac
ad

em
ic

 te
am

 a
re

 st
ru

gg
lin

g 
w

ith
 

it—
th

er
e 

sh
ou

ld
 b

e 
a 

re
as

on
ab

le
 e

xp
ec

ta
tio

n 
th

at
 P

PI
 

pa
rti

ci
pa

nt
s c

an
 b

rin
g 

ad
di

tio
na

l i
ns

ig
ht

s t
o 

th
e 

ta
sk

. [
40

]
“A

s w
ith

 a
ny

 st
ud

y 
w

he
re

 p
ub

lic
 in

vo
lv

em
en

t i
s p

la
nn

ed
, 

re
se

ar
ch

er
s u

nd
er

ta
ki

ng
 h

ea
lth

 e
co

no
m

ic
 re

se
ar

ch
 n

ee
d 

to
 c

on
si

de
r w

ho
 to

 in
vo

lv
e 

an
d 

w
hy

, w
he

n 
an

d 
ho

w
 to

 
in

vo
lv

e 
th

em
 (.

..)
 T

he
 ‘w

hy
’ n

ee
ds

 to
 c

on
si

de
r t

he
 ra

tio
n-

al
e 

fo
r i

nv
ol

ve
m

en
t i

n 
th

e 
co

nt
ex

t o
f t

he
 p

ar
tic

ul
ar

 st
ud

y 
qu

es
tio

n.
” 

[2
9]
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es
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ip
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ap

er
s

6
C

on
si

de
r p

ra
ct

ic
al

 a
rr

an
ge

m
en

ts
A

s w
ith

 a
ll 

re
se

ar
ch

 a
ct

iv
iti

es
, t

he
 p

ra
ct

ic
al

 a
rr

an
ge

m
en

ts
 

of
 fa

ci
lit

at
in

g 
co

lla
bo

ra
tio

n 
ne

ed
 to

 b
e 

co
ns

id
er

ed
 a

nd
 

ca
re

fu
lly

 sc
op

ed
 o

ut
 a

s p
ar

t o
f t

he
 c

ol
la

bo
ra

tio
n 

pl
an

 
(#

1)
. C

ol
la

bo
ra

tiv
e 

ac
tiv

iti
es

 sh
ou

ld
 b

e 
de

si
gn

ed
 to

 
m

ee
t t

he
 n

ee
ds

 o
f c

ol
la

bo
ra

to
rs

, w
hi

ch
 w

ill
 li

ke
ly

 d
iff

er
 

de
pe

nd
in

g 
on

 c
ol

la
bo

ra
to

r t
yp

e 
(e

.g
. p

at
ie

nt
 p

ar
tn

er
 v

s. 
de

ci
si

on
 m

ak
er

). 
Pr

ac
tic

al
 fa

ct
or

s n
ee

d 
to

 b
e 

co
ns

id
er

ed
 

al
on

gs
id

e 
th

e 
fa

ci
lit

at
io

n 
of

 re
la

tio
ns

hi
p 

bu
ild

in
g 

an
d 

m
ea

ni
ng

fu
l e

ng
ag

em
en

t (
#1

0)
. E

xa
m

pl
es

 o
f p

ra
ct

ic
al

 
co

ns
id

er
at

io
ns

 in
cl

ud
e 

fo
rm

at
 o

f m
ee

tin
gs

 (e
.g

. a
cc

es
-

si
bi

lit
y 

is
su

es
, a

pp
ro

pr
ia

te
 u

se
 o

f t
ec

hn
ol

og
y,

 c
om

fo
rt 

br
ea

ks
, a

nd
 sc

he
du

lin
g)

; w
ho

 to
 in

vo
lv

e 
to

ge
th

er
 in

 c
ol

-
la

bo
ra

tiv
e 

di
sc

us
si

on
s a

nd
 in

 w
ha

t f
or

m
 (e

.g
. n

um
be

r o
f 

co
lla

bo
ra

to
rs

, t
he

 m
ix

 o
f c

ol
la

bo
ra

to
rs

 w
ho

 m
ay

 o
r m

ay
 

no
t w

or
k 

w
el

l t
og

et
he

r, 
w

he
th

er
 to

 a
llo

w
 fo

r i
nd

ep
en

de
nt

 
m

ee
tin

gs
 a

s w
el

l a
s d

is
cu

ss
io

n 
gr

ou
ps

); 
an

d 
m

an
ag

in
g 

po
w

er
 d

iff
er

en
ce

s a
nd

/o
r i

m
ba

la
nc

es
 to

 fa
ci

lit
at

e 
co

l-
la

bo
ra

to
r i

np
ut

“D
is

ea
se

 a
re

as
 m

ay
 h

av
e 

m
or

e 
th

an
 o

ne
 p

at
ie

nt
 o

rg
an

iz
a-

tio
n 

or
 fo

un
da

tio
n,

 w
ith

 d
iff

er
in

g 
m

is
si

on
s o

r v
ie

w
s o

f 
th

e 
co

nd
iti

on
; i

t i
s i

m
po

rta
nt

 to
 u

nd
er

st
an

d 
th

ei
r r

ol
es

 
in

 th
e 

co
m

m
un

ity
 a

nd
 h

ow
 th

ey
 d

o,
 o

r d
o 

no
t, 

w
or

k 
to

ge
th

er
.” 
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1]

“.
.. 

th
e 

fo
llo

w
in

g 
ar

e 
pr

ac
tic

al
 c

on
si

de
ra

tio
ns

 fo
r a

cc
om

-
m

od
at

in
g 

th
e 

va
ry

in
g 

ne
ed

s o
f p

at
ie

nt
 p

ar
tn

er
s..

. S
ch

ed
-

ul
in

g 
of

 m
ee

tin
gs

 c
an

 b
e 

pa
rti

cu
la

rly
 c

ha
lle

ng
in

g 
fo

r 
te

am
s w

ith
 p

at
ie

nt
 st

ak
eh

ol
de

rs
, a

nd
 m

ay
 re

qu
ire

 e
xt

ra
 

fle
xi

bi
lit

y 
an

d 
cr

ea
tiv

e 
so

lu
tio

ns
. M

ee
tin

gs
 o

f l
on

g 
du

ra
-

tio
n 

m
ay

 b
e 

a 
co

ns
id

er
ab

le
 b

ur
de

n 
so

 re
se

ar
ch

er
s s

ho
ul

d 
co

ns
id

er
 b

re
ak

in
g 

up
 m

ee
tin

gs
 o

r t
as

ks
 in

to
 d

is
cr

et
e 

ta
sk

s w
ith

 sh
or

te
r d

ur
at

io
n.

.. 
Tr

av
el

 m
ay

 b
e 

di
ffi

cu
lt 

fo
r 

pa
tie

nt
s w

ith
 a

ct
iv

e 
ch

ro
ni

c 
di

se
as

e 
an

d 
th

ei
r c

ar
eg

iv
er

s 
so

 th
e 

stu
dy

 te
am

 sh
ou

ld
 c

on
si

de
r a

do
pt

in
g 

te
le

co
nf

er
-

en
ce

s o
r w

eb
 c

on
fe

re
nc

e 
m

ee
tin

gs
 in

 li
eu

 o
f i

n-
pe

rs
on

 
m

ee
tin

gs
. N

ot
e 

th
at

 th
e 

ab
ili

ty
 o

f p
at

ie
nt

 p
ar

tn
er

s t
o 

pa
rti

ci
pa

te
 in

 re
m

ot
e 

m
ee

tin
gs

 m
ay

 li
m

it 
th

e 
pa

rti
ci

pa
tio

n 
of

 th
os

e 
pa

tie
nt

 p
ar

tn
er

s w
ho

 la
ck

 a
cc

es
s t

o 
te

ch
no

lo
gy

; 
th

is
 li

m
ita

tio
n 

sh
ou

ld
 b

e 
co

ns
id

er
ed

 d
ur

in
g 

stu
dy

 d
es

ig
n,

 
an

d 
ac

co
m

m
od

at
io

ns
 sh

ou
ld

 b
e 

m
ad

e 
to

 p
ro

vi
de

 th
em

 
w

ith
 n

ec
es

sa
ry

 e
qu

ip
m

en
t w

he
re

 p
os

si
bl

e.
..I

n 
ad

di
tio

n,
 

fa
ce

-to
-fa

ce
 m

ee
tin

gs
 in

 th
e 

ea
rly

 st
ag

es
 o

f t
he

 p
ro

je
ct

 
ca

n 
he

lp
 w

ith
 re

la
tio

ns
hi

p 
bu

ild
in

g.
.. 

A
lte

rn
at

e 
pa

tie
nt

s 
an

d 
pa

tie
nt

 p
ar

tn
er

s. 
A

ny
 st

ud
y 

de
si

gn
 sh

ou
ld

 th
us

 
in

cl
ud

e 
pl

an
s t

o 
ha

ve
 a

lte
rn

at
e 

in
di

vi
du

al
s t

o 
fil

l i
n 

or
 

in
cl

ud
e 

m
or

e 
th

an
 o

ne
 p

at
ie

nt
 p

ar
tn

er
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n 
a 

pa
tie

nt
 ta

sk
 

fo
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e.”
 [5
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ib
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pp
ro
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h

Re
se

ar
ch

er
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ee
d 

to
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do
pt

 a
 fl

ex
ib

le
 a

pp
ro

ac
h 

to
 c

ol
la

bo
-

ra
tio

n,
 a

cc
om

m
od

at
in

g 
th

e 
pr

ef
er

en
ce

s a
nd

 n
ee

ds
 o

f 
co

lla
bo

ra
to

rs
. I

n 
do

in
g 

so
, r

es
ea
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he

rs
 m

us
t a

ck
no

w
le

dg
e 

th
e 

po
te

nt
ia

l b
ur

de
n 

th
at

 m
ay

 b
e 

ex
pe

rie
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ed
 b

y 
ce

rta
in

 
co

lla
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ra
to

rs
, s

uc
h 

as
 p

eo
pl

e 
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in
g 

w
ith

 h
ea

lth
 c

on
di

-
tio

ns
, a

nd
 re

fle
ct

 th
is

 in
 th

ei
r p

la
nn

in
g 
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1)

. C
ol

la
bo

ra
to

rs
 

sh
ou

ld
 h

av
e 

a 
sa

y 
in

 w
hi

ch
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re
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 o
f t

he
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se
ar

ch
 p

ro
ce

ss
 

th
ey

 w
an

t t
o 

be
 e

ng
ag

ed
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nd
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 w
ha

t m
an

ne
r, 

re
co

gn
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-
in

g 
th

at
 p

re
fe

re
nc

es
 m

ay
 c

ha
ng

e 
ov

er
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m
e 

an
d 

th
at

 p
la

ns
 

sh
ou

ld
 b

e 
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si
ve

 to
 a

ny
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ng

es
 in

 c
irc

um
st

an
ce

s

“S
ta

ke
ho

ld
er

s’
 in

pu
t i

nt
o 

bo
th

 th
e 

w
ay

s a
nd

 le
ve

ls
 a

t w
hi

ch
 

th
ey

 w
an

t t
o 

be
 e

ng
ag

ed
 sh

ou
ld

 b
e 

ce
nt

ra
l i

n 
es

ta
bl

is
hi

ng
 

m
et

ho
do

lo
gi

es
 o

f e
ng

ag
em

en
t, 

an
d 

fr
am

ew
or

ks
 sh

ou
ld

 b
e 

re
fle

xi
ve

, a
s s

ta
ke

ho
ld

er
s’

 p
re

fe
re

nc
es

 m
ay

 c
ha

ng
e 

ov
er

 
tim

e 
an

d 
w

ith
 a

dd
iti

on
al

 e
xp

er
ie

nc
e.”

 [5
5]

“I
n 

so
m

e 
ca

se
s, 

th
e 

pa
tie

nt
s a

nd
 c

ar
eg

iv
er

s w
ho

 h
av

e 
th

e 
m

os
t r

el
ev

an
t e

xp
er

tis
e 

to
 c

on
tri

bu
te

 to
 th

e 
de

ve
lo

pm
en

t 
of

 a
 P

RO
 a

re
 th

os
e 

w
ith

 a
 si

gn
ifi

ca
nt

 b
ur

de
n 

of
 il

ln
es

s. 
Th

e 
pr

oj
ec

t t
im

el
in

e 
sh

ou
ld

 b
e 

str
uc

tu
re

d 
to

 re
fle

ct
 th

is
, 

al
lo

w
in

g 
fo

r fl
ex

ib
ili

ty
 a

nd
 p

le
nt

y 
of

 ti
m

e 
fo

r r
es

po
ns

es
 

fro
m

 p
at

ie
nt

 p
ar

tn
er

s. 
Pr

oj
ec

t l
ea

de
rs

 m
ay

 n
ee

d 
to

 a
dj

us
t 

th
e 

nu
m

be
rs

 in
vo

lv
ed

 to
 e

ns
ur

e 
th

e 
re

qu
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 c
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f t
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w
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 c

on
si

de
re

d 
es

se
nt

ia
l..

. S
im

ila
rly

, t
he

 
ne

ed
 fo

r t
he

 p
ub

lic
 c

on
tri

bu
to

rs
 to

 u
nd

er
go

 tr
ai

ni
ng

 in
 th

e 
ba

si
c 

m
et

ho
ds

 o
f h

ea
lth

 e
co

no
m

ic
 e

va
lu

at
io

n 
w

as
 a

ls
o 

se
en

 a
s c

ru
ci

al
.” 

[5
2]

9

9
En

su
re

 c
ol

la
bo

ra
tio

n 
is

 a
pp

ro
pr

ia
te

ly
 re

so
ur

ce
d

W
he

n 
pl

an
ni

ng
 re
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 p
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 p
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 p
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which may have broader applicability (e.g. within PROM 
research and affiliated disciplines).

While examples of recent collaborative engagement activ-
ities were identified in the health state valuation literature, 
the reporting of these was generally superficial in nature. 
The majority of examples centred on the development 
and validation of health states for valuation, particularly 
in vignette studies, with minimal evidence of engagement 
throughout the research project or at key stages (e.g. choice 
of stated preference methods, selection of the relevant sam-
ple, study planning, design, modelling methods, selection 
of the ‘best’ model and dissemination). Indeed, the mapping 
exercise demonstrated a lack of alignment between what is 
being recommended for collaborative engagement in the 
fields of health economics and PROM development/evalua-
tion and what is being reported in health state valuation stud-
ies. It is important to note that the mapping is indicative only 
of current practice and reflects what is reported; it is possible 
that additional collaborative engagement activities are being 
conducted but not being reported (or not being reported in 
full). However, without publicly available evidence there 
is no way to verify this. Further, the review is not intended 
to be critical of included articles, but to highlight that col-
laborative engagement in the field of health state valuation 
appears to lag behind other fields in health research [32].

It is our intention that the synthesised framework of rec-
ommendations (Table 4) be viewed as a starting point for 
future work in developing best practice guidance for col-
laborative engagement in health state valuation. This will 
require further research and development to ensure the rec-
ommendations extracted here are ‘fit-for-purpose’ for use 
guiding best practice in collaborative engagement in health 
state valuation. It will also require the application of con-
sensus-based methods to ensure that any resultant guidance 
is acceptable to the community of researchers who work in 
health state valuation [33–35]. To this end, we recognise that 
the synthesised recommendations are neither exhaustive nor 
prescriptive and flexibility is necessary in their application. 
We also recognise that modifications are likely necessary 
to account for different research settings. For example, very 
few recommendations focused on collaborative engagement 
in children, which is an area requiring special consideration 
[36]. Further, different recommendations may be more or 
less applicable to collaboration with different groups (e.g. 
the public, patients, decision makers) and may need to be 
further specified to be appropriate.

This scoping review has clear strengths, including a broad 
search strategy, which incorporated additional evidence 
beyond scholarly databases and an inclusive definition of 
collaboration in the search terms (i.e. that extended beyond 
patients and the public). However, limitations should be 
acknowledged. First, in order to make the review managea-
ble and maximally relevant, the search for recommendations Ta
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was restricted to the health economics discipline and the 
complementary field of PROM development/evaluation, as a 
parallel where engagement is more established. While com-
monalities are expected, additional recommendations may 
have emerged from a wider search/inclusion criteria (e.g. 
including generic guidance or that of other disciplines) and 
this emerging framework may need to be adapted over time, 
to take additional evidence into account. Equally, it could be 
argued that the synthesis should be restricted to recommen-
dations from the health economics literature only. However, 
examples of all 15 recommendations were extracted from 
papers in the field of health economics, suggesting such a 
restriction is unlikely to change the study outcomes. A fur-
ther limitation is that each included article was given equal 
weight during the synthesis of recommendations and future 
research should address their relative importance in the con-
text of health state valuation.

As alternative existing guidelines exist for forms of col-
laborative engagement, such as patient and public involve-
ment, any further use of the synthesised recommendations in 
this study (e.g. as a starting point for localised best practice 
guidance for collaborative engagement in health state valu-
ation) should only be undertaken with consideration of other 
pre-existing guidelines, such as the Guidance for Reporting 
Involvement of Patients and the Public (GRIPP) checklists 
[18, 19].

Following our definition of collaborative engage-
ment (which involves a peer-to-peer relationship between 
researchers and non-researcher collaborators), we aimed 
to include and extract evidence that was suggestive of col-
laboration and not participation in the review. Some articles 
also contained evidence explicitly suggestive of qualitative 
research activities to inform health states for valuation, but 
this evidence was not included as this represents research 
and not collaboration. Finally, we restricted included content 
to English only and focused only on the contemporary litera-
ture for health state valuation studies. While collaborative 
engagement has increased in health research over time [37], 
it is possible that extending the time frame for the searches 
may have revealed additional relevant information.

5 � Conclusions

Current reported collaborative engagement in health state 
valuation studies is underdeveloped and does not appear 
to align with recommendations proposed within health 
economics and the related PROM literature. An emerging 
framework of recommendations for best practice in col-
laborative engagement represents a strategic starting point 
for moving towards guidance for improving collaborative 
engagement in health state valuation and related fields.
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