SUPPLEMENT

Search strategy for MEDLINE and Embase using the Ovid platform. The search was developed in consultation with an academic librarian. 

1. exp Lung Diseases, Interstitial/	
2. exp Pulmonary Fibrosis/	
3. (interstitial adj4 lung).mp.	
4. diffuse parenchymal lung disease*.mp.	
5. (interstitial adj4 pneumon*).mp.	
6. (pulmonary adj4 fibrosis).mp.	
7. (fibrosis adj4 lung*).mp.	
8. (scarring adj4 lung*).mp.	
9. granulomatos*.mp.	
10. silicosis.mp.	
11. asbestosis.mp.	
12. hypersensitivity pneumon*.mp.	
13. berylliosis.mp.	
14. alveolitis.mp.	
15. or/1-14	
16. *"health care economics and organizations"/ or exp economics/	
17. (cost* adj3 (burden* or direct* or indirect* or medical or "non medical" or "health care" or healthcare or hospital or health or econom* or societ* or product*)).mp.	
18. (econ* adj3 (burden* or direct* or indirect* or medical or "non medical" or "health care" or healthcare or hospital or health or societ* or product*)).mp.	
19. (expense* adj3 (burden* or direct* or indirect* or medical or "non medical" or "health care" or healthcare or hospital or health or econom* or societ* or product*)).mp.	
20. (financ* adj3 (burden* or direct* or indirect* or medical or "non medical" or "health care" or healthcare or hospital or health or econom* or societ* or product*)).mp.	
21. or/16-20	
22. 15 and 21




Table S1. Sensitivity analysis for cost-effectiveness analyses. The incremental net benefit (INB) was calculated using a standard willingness-to-pay threshold of $50,000 USD. A sensitivity analysis using different thresholds (1-time and 3-times the country’s GDP) was conducted to evaluate whether treatments remained cost-effective at different thresholds that were more reflective of a country’s willingness-to-pay. INB values > 0 represent cost-effective interventions (bold text). Costs are shown in 2020 USD. *Cost and KBILD values for each of the treatment and control groups were not available. The incremental cost and KBILD score are shown, with the ICER representing the cost per unit increase in KBILD.  Abbreviations: KBILD, King’s Brief Interstitial Lung Disease; M, million; MS, microsimulation; PSS, personal social services; Tx, treatment; UK NHS, United Kingdom National Health Service.

	First author
Study year
	Country
	ILD
	Treatment (tx)
	Tx cost
	Tx QALY / person
	Control
	Control cost
	Control QALY / person
	GDP per capita (2020 USD)
	INB ($50,000)
	INB 
(1 x GDP)
	INB
(3 x GDP)

	Clay [1]
2019
	France 
	IPF
	Nintedanib
	140,486
	4.5
	Pirfenidone
	133,592
	5.2
	40,878
	-41,894
	-35,509
	-92,738

	Porte [2]
2018
	France
	IPF
	Nintedanib
	109,100
	3.34
	Pirfenidone
	118,025
	3.29
	42,822
	11,425
	11,066
	15,348

	Rinciog [3]
2017
	UK
	IPF
	Nintedanib
	148,950
	3.5
	Pirfenidone
	152,986
	3.45
	42,557
	6,536
	6,164
	10,420

	Loveman [4]
2015
	UK
	IPF
	Nintedanib
	272,273
	4.01
	Pirfenidone
	128,523
	3.34
	49,180
	-110,250
	-110,799
	-44,898

	Rinciog [5]
2020
	Belgium
	IPF
	Nintedanib
	138,191
	3.36
	Pirfenidone
	151,705
	3.28
	44,594
	17,514
	17,082
	24,217

	Clay [1]
2019
	France 
	IPF
	Nintedanib
	140,486
	4.5
	BSC
	19,039
	3.8
	40,878
	-86,447
	-92,832
	-35,603

	Porte [2]
2018
	France
	IPF
	Nintedanib
	109,100
	3.34
	BSC
	22,056
	2.98
	42,822
	-69,044
	-71,628
	-40,796

	Rinciog [3]
2017
	UK
	IPF
	Nintedanib
	148,950
	3.5
	BSC
	38,076
	3.1
	42,557
	-90,874
	-93,851
	-59,806

	Loveman [4]
2015
	UK
	IPF
	Nintedanib
	272,273
	4.01
	BSC
	6,014
	2.98
	49,180
	-214,759
	-215,604
	-114,293

	Clay [1]
2019
	France
	IPF
	Pirfenidone
	133,592
	5.2
	BSC
	19,039
	3.8
	40,878
	-44,553
	-57,324
	57,135

	Porte [2]
2018
	France
	IPF
	Pirfenidone
	118,025
	3.29
	BSC
	22,056
	2.98
	42,822
	-80,469
	-82,694
	-56,145

	Rinciog [3]
2017
	UK
	IPF
	Pirfenidone
	152,986
	3.45
	BSC
	38,076
	3.1
	42,557
	-97,410
	-100,015
	-70,225

	Loveman [4]
2015
	UK
	IPF
	Pirfenidone
	128,523
	3.34
	BSC
	6,014
	2.98
	49,180
	-104,509
	-104,804
	-69,395

	Whitty [6]
2019
	UK
	IPF
	Ambulatory oxygen
	128
	3.7
	No oxygen
	-
	-
	42,877
	184,872
	158,517
	475,807

	Groen [7]
2004
	Netherlands
	Any ILD
	Lung transplantation
	138M
	1203
	No lung transplant
	71.25M
	738
	55,403
	-17M
	26M
	77M







Table S2. Risk of bias assessment for disease cost studies. The CHEERS criteria that were applicable to disease cost studies were used to assess risk of bias with a maximum score of 13 for studies that had a comparator or 12 for studies without comparators. The criteria that were not met corresponds to the item number in the CHEERS checklist.

	Study
	Score
	Maximum score
	% of criteria met
	Criteria not met

	Collard [1]
	12
	13
	92
	17

	Collard [2]
	12
	13
	92
	17

	Mortimer [3]
	10
	12
	83
	14, 17

	Raimundo [4]
	9
	12
	75
	17, 21, 24

	Corral [5]
	12
	13
	92
	17

	Kalluri [6]
	11
	13
	85
	17, 23

	Tarride [7]
	11
	12
	92
	21

	Kim [8]
	9
	12
	75
	14, 17, 21

	Hilberg [9]
	9
	13
	69
	2, 17, 21, 22

	Olson [10]
	10
	13
	77
	14, 17, 21

	Frank [11]
	10
	12
	83
	14, 21

	Morrisroe [12]
	12
	13
	92
	14

	Gayle [13]
	11
	12
	92
	17

	Fisher [14]
	13
	13
	100
	

	Zhou [15]
	12
	13
	92
	21

	Raimundo [16]
	9
	12
	75
	17, 21, 24

	Algamdi [17]
	12
	12
	100
	

	Algamdi [18]
	12
	12
	100
	

	Yu [19]
	10
	12
	83
	17, 21

	Mooney [20]
	11
	12
	92
	21

	Fan [21]
	12
	12
	100
	

	Cottin [22]
	10
	12
	83
	17, 21

	Navaratnam [23]
	11
	12
	92
	21

	Pedraza-serra [24]
	9
	12
	75
	14, 17, 21

	Hernandez-Gomez [25]
	7
	12
	58
	14, 17, 21, 23, 24



Table S3. Risk of bias assessment for cost-effectiveness analyses. Studies were evaluated using the Consolidated Health Economic Evaluation Reporting Standards (CHEERS), which has a maximum total score of 24. 

	Study
	Score
	Maximum score
	% of CHEERS criteria met
	CHEERS criteria not met

	Clay [26]
	22
	24
	92
	9, 21

	Porte [27]
	23
	24
	96
	21

	Rinciog [28]
	23
	24
	96
	21

	Rinciog [29]
	23
	24
	96
	21

	Loveman [30]
	23
	24
	96
	21

	Whitty [31]
	21
	24
	88
	9, 15, 16

	Groen [32]
	20
	24
	83
	6, 21, 23, 24





Table S4. Study characteristics. *Range of median age at time of death across study subgroups. Age is shown as meanstandard or median (interquartile range). Other races include Asians, North American Native, and others. Abbreviations: CTD-ILD, connective tissue disease-associated interstitial lung disease; IIP, idiopathic interstitial pneumonia; IPF, idiopathic pulmonary fibrosis; NA, not available; PF, progressive fibrosing; RA, rheumatoid arthritis; SSc, systemic sclerosis.

	Study
	ILD type
	Method of ILD diagnosis
	Country
	Time period
	Sample size
	Age
	Males (%)
	Ever smoker (%)
	Race or Ethnicity (%)

	Direct costs

	Collard [1]
	IPF
	ICD codes
	US
	2001-2008
	9286
	74  9.2
	55
	-
	-

	Collard [2]
	IPF
	ICD codes
	US
	2000-2011
	7855
	797
	43
	-
	White 92, Black 4, Hispanic 2, Other 2

	Mortimer [3]
	IPF
	ICD codes
	US
	2008-2014
	4716
	776
	50
	-
	White 74, Black 10, Hispanic 6, Other 10

	Raimundo [4]
	IPF
	ICD codes
	US
	2009-2011
	3619
	74NA
	49
	-
	-

	Corral [5]
	IPF
	ICD codes
	US
	2014-2018
	1455
	7110
	69
	-
	-

	Kalluri [6]
	IPF
	Patient cohort
	Canada
	2012-2018
	2768
	73-86*
	57
	-
	-

	Tarride [7]
	IPF
	ICD codes
	Canada
	2006-2011
	5152
	7712
	57
	-
	-

	Kim [8]
	IPF
	ICD codes
	Korea
	2009-2013
	18,006
	6713
	63
	-
	-

	Hilberg [9]
	IPF
	Patient cohort
	Denmark
	2003-2009
	120
	67NA
	77
	-
	-

	Olson [10]
	Non-IPF 
PF-ILD
	ICD codes
	US
	2014-2016
	373
	-
	-
	-
	-

	Frank [11]
	IIP (I)
	ICD codes
	Germany
	2010-2013
	14,453
	7211
	60
	-
	-

	Morrisroe [12]
	SSc-ILD
	Patient cohort
	Australia
	2008-2015
	335
	5513
	20
	27
	White 88, Asian 11

	Gayle [13]
	SSc-ILD
	ICD codes
	England
	2005-2016
	127
	7113
	25
	33
	White 82, Black 4, Other 14

	Fisher [14]
	SSc-ILD
	ICD codes
	US
	2003-2014
	219
	5713
	19
	-
	-

	Zhou [15]
	SSc-ILD
	ICD codes
	US
	2004-2016
	52
	6013
	19
	-
	-

	Raimundo [16] 
	RA-ILD
	ICD codes
	US
	2004-2013
	11,845
	65NA
	31
	5
	-

	Indirect costs

	Algamdi [17]
	Fibrotic ILD
	Patient cohort
	Canada
	2015-2017
	148
	6110.1
	61
	62
	-

	Algamdi [18]
	CTD-ILD
	Patient cohort
	Canada
	2015-2017
	113
	5311
	37
	44
	-

	Zhou [15]
	SSc-ILD
	ICD codes
	US
	2004-2016
	52
	6013
	19
	-
	-

	Hilberg [9]
	IPF
	Patient cohort
	Denmark
	2003-2009
	120
	67NA
	77
	-
	-

	Specific direct costs

	Yu [19]
	IPF
	ICD codes
	US
	2006-2011
	1735
	7213
	54
	-
	-

	Mooney [20]
	IPF
	ICD codes
	US
	2009-2011
	22,350
	700.3
	49
	-
	White 64, Black 8, Hispanic 9, Other 19

	Fan [21]
	IPF
	Patient cohort
	US
	2014-2016
	300
	698
	75
	68
	White 95, Black 1, Other 4

	Cottin [22]
	IPF
	ICD codes
	France
	2008-2013
	6476
	77 (69-83)
	56
	-
	-

	Navaratnam [23] 
	IPF
	ICD codes
	England
	1998-2010
	48,415
	68NA
	54
	-
	-

	Pedraza-serra [24]
	IPF
	ICD codes
	Spain
	2004-2013
	12,739
	7312
	57
	-
	-

	Hernandez-Gomez [25] 
	Fibrotic ILD
	Patient cohort
	Spain
	2011-2014
	33
	64 (30-79)
	33
	-
	-
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