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Online resource 3: Literature searches
[bookmark: _Ref120107819]Table 1: Medline (1946 to January 9, 2023) searches on Ovid platform performed on the 10th of January 2023
	
	Parameter
	Number 
	Search
	Hits

	Setting
	Health Economics 

(Search filter: Economic evaluations and Models)
	1
	Economics/
	27,484

	
	
	2
	exp "Costs and Cost Analysis"/
	261,968

	
	
	3
	Economics, Nursing/
	4,013

	
	
	4
	Economics, Medical/
	9,232

	
	
	5
	Economics, Pharmaceutical/
	3,092

	
	
	6
	exp Economics, Hospital/
	25,665

	
	
	7
	Economics, Dental/
	1,920

	
	
	8
	exp "Fees and Charges"/
	31,278

	
	
	9
	exp Budgets/
	14,065

	
	
	10
	budget*.ti,ab,kf.
	34,902

	
	
	11
	(economic* or cost or costs or costly or costing or price or prices or pricing or pharmacoeconomic* or pharmaco-economic* or expenditure or expenditures or expense or expenses or financial or finance or finances or financed).ti,kf.
	272,212

	
	
	12
	(economic* or cost or costs or costly or costing or price or prices or pricing or pharmacoeconomic* or pharmaco-economic* or expenditure or expenditures or expense or expenses or financial or finance or finances or financed).ab. /freq=2
	7,590

	
	
	13
	(cost* adj2 (effective* or utilit* or benefit* or minimi* or analy* or outcome or outcomes)).ab,kf.
	201,151

	
	
	14
	(value adj2 (money or monetary)).ti,ab,kf.
	2,938

	
	
	15
	exp models, economic/
	16,168

	
	
	16
	economic model*.ab,kf.
	4,040

	
	
	17
	markov chains/
	15,880

	
	
	18
	markov.ti,ab,kf.
	27,949

	
	
	19
	monte carlo method/
	31,841

	
	
	20
	monte carlo.ti,ab,kf.
	58,282

	
	
	21
	exp Decision Theory/
	12,994

	
	
	22
	(decision* adj2 (tree* or analy* or model*)).ti,ab,kf.
	35,018

	
	
	23
	or/1-22
	726,567

	Interest
	Rare diseases
	24
	(disease, orphan OR disease, rare OR orphan disease OR orphan diseases OR rare disease OR rare diseases OR orphan condition* OR rare condition*).mp
	62,743

	Comparison
	Orphan drugs
	25
	(orphan, drug OR rare, drug OR orphan, medicine or ultra, orphan or ultra-orphan or orphan, treatment).mp 
	2,310

	Evaluation
	Systematic reviews

(Search filter: Systematic reviews)
	26
	Meta-Analysis as Topic/
	22,022

	
	
	27
	meta analy$.tw.
	254,567

	
	
	28
	metaanaly$.tw.
	2,500

	
	
	29
	Meta-Analysis/
	173,479

	
	
	30
	(systematic adj (review$1 or overview$1)).tw.
	270,513

	
	
	31
	exp Review Literature as Topic/
	21,484

	
	
	32
	or/26-31
	430,029

	
	
	33
	cochrane.ab.
	125,511

	
	
	34
	embase.ab.
	143,219

	
	
	35
	(psychlit or psyclit).ab.
	917

	
	
	36
	(psychinfo or psycinfo).ab.
	54,840

	
	
	37
	(cinahl or cinhal).ab.
	42,823

	
	
	38
	science citation index.ab.
	3,669

	
	
	39
	bids.ab.
	648

	
	
	40
	cancerlit.ab.
	638

	
	
	41
	or/33-40
	229,344

	
	
	42
	reference list$.ab.
	21,491

	
	
	43
	bibliograph$.ab.
	21,793

	
	
	44
	hand-search$.ab.
	8,319

	
	
	45
	relevant journals.ab.
	1,328

	
	
	46
	manual search$.ab.
	5,775

	
	
	47
	or/42-46
	52,730

	
	
	48
	selection criteria.ab.
	35,074

	
	
	49
	data extraction.ab
	30,427

	
	
	50
	48 or 49
	62,906

	
	
	51
	Review/
	3,099,076

	
	
	52
	50 and 51
	33,660

	
	
	53
	Comment/
	991,959

	
	
	54
	Letter/
	1,203,767

	
	
	55
	Editorial/
	632,217

	
	
	56
	animal/
	7,216,051

	
	
	57
	human/
	20,975,192

	
	
	58
	56 not (56 and 57)
	19,430

	
	
	59
	or/53-55,58
	2,141,848

	
	
	60
	32 or 41 or 47 or 52
	513,986

	
	
	61
	60 not 59
	494,979

	Other
	Combining searches
	62
	23 AND 61
	21,974

	
	
	63
	24 OR 25
	64,164

	
	
	64
	62 AND 63
	76

	Other
	Publications from 2010 to 2023.
	65
	[bookmark: OLE_LINK1]limit 64 to yr="2010 - 2023"
	67



[bookmark: _Ref120107828]Table 2: EMBASE (1974 to Week 1, 2023) searches performed on the 11th of January 2023
	
	Parameter
	Number 
	Search
	Hits

	Setting
	Health Economics 

(Search filter: Economic evaluations and Models)
	1
	Economics/
	244,024

	
	
	2
	Cost/
	61,776

	
	
	3
	exp Health Economics/
	992,192

	
	
	4
	Budget/
	32,641

	
	
	5
	budget*.ti,ab,kf.
	46,129

	
	
	6
	(economic* or cost or costs or costly or costing or price or prices or pricing or pharmacoeconomic* or pharmaco-economic* or expenditure or expenditures or expense or expenses or financial or finance or finances or financed).ti,kf.
	334,090

	
	
	7
	(economic* or cost or costs or costly or costing or price or prices or pricing or pharmacoeconomic* or pharmaco-economic* or expenditure or expenditures or expense or expenses or financial or finance or finances or financed).ab. /freq=2
	119

	
	
	8
	(cost* adj2 (effective* or utilit* or benefit* or minimi* or analy* or outcome or outcomes)).ab,kf.
	278,888

	
	
	9
	(value adj2 (money or monetary)).ti,ab,kf.
	3,950

	
	
	10
	Statistical Model/
	172,500

	
	
	11
	economic model*.ab,kf.
	6,019

	
	
	12
	Probability/
	136,956

	
	
	13
	markov.ti,ab,kf.
	36,588

	
	
	14
	monte carlo method/
	48,334

	
	
	15
	monte carlo.ti,ab,kf.
	60,618

	
	
	16
	Decision Theory/
	1,815

	
	
	17
	Decision Tree/
	19,566

	
	
	18
	(decision* adj2 (tree* or analy* or model*)).ti,ab,kf.
	47,922

	
	
	19
	or/1-18
	1,781,668

	Interest
	Rare diseases
	20
	(disease, orphan OR disease, rare OR orphan disease OR orphan diseases OR rare disease OR rare diseases OR orphan condition* OR rare condition*).mp
	108,795

	Comparison
	Orphan drugs
	21
	(orphan, drug OR rare, drug OR orphan, medicine or ultra, orphan or ultra-orphan or orphan, treatment).mp
	4,963

	Evaluation
	Systematic reviews

(Search filter: Systematic reviews)
	22
	exp Meta Analysis/
	268,096

	
	
	23
	((meta adj analy$) or metaanalys$).tw.
	326,625

	
	
	24
	(systematic adj (review$1 or overview$1)).tw.
	327,183

	
	
	25
	or/22-24
	538,104

	
	
	26
	cancerlit.ab.
	738

	
	
	27
	cochrane.ab.
	158,685

	
	
	28
	embase.ab.
	177,646

	
	
	29
	(psychlit or psyclit).ab.
	1,004

	
	
	30
	(psychinfo or psycinfo).ab.
	52,294

	
	
	31
	(cinahl or cinhal).ab.
	49,918

	
	
	32
	science citation index.ab.
	4,206

	
	
	33
	bids.ab.
	817

	
	
	34
	or/26-33
	273,205

	
	
	35
	reference lists.ab.
	22,959

	
	
	36
	bibliograph$.ab.
	27,875

	
	
	37
	hand-search$.ab.
	10,169

	
	
	38
	manual search$.ab.
	6,763

	
	
	39
	relevant journals.ab.
	1,563

	
	
	40
	or/35-39
	62,551

	
	
	41
	data extraction.ab.
	36,946

	
	
	42
	selection criteria.ab.
	43,268

	
	
	43
	41 or 42
	77,650

	
	
	44
	review.pt.
	2,997,996

	
	
	45
	43 and 44
	36,240

	
	
	46
	letter.pt.
	1,252,462

	
	
	47
	editorial.pt.
	748,254

	
	
	48
	animal/
	1,599,075

	
	
	49
	human/
	24,377,335

	
	
	50
	48 not (48 and 49)
	51,330

	
	
	51
	or/46-47,50
	2,052,033

	
	
	52
	25 or 34 or 40 or 45
	635,467

	
	
	53
	52 not 51
	621,078

	Other
	Combining searches
	54
	19 and 53
	50,105

	
	
	55
	20 or 21
	112,165

	
	
	56
	54 and 55
	226

	Other
	Publications from 2010 to 2023.
	57
	limit 56 to yr="2010 - 2023"
	211



[bookmark: _Ref120108263]Table 3: Cochrane Database of Systematic Reviews (Issue 1 of 12, January 23) searches performed on the 11th of January 2023
	Search strategy
	Number
	Hits

	MeSH descriptor: [Rare Diseases] explode all trees
	1
	4 Cochrane reviews

	From January 2012 to January 2023
	2
	4 Cochrane reviews 
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