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Supplementary figure S1. PRISMA flow diagram for S-LAM
epidemiology
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Supplementary figure S2. PRISMA flow diagram for SP epidemiology

[ Identification of studies via PubMed, Embase, Web of Science, Cochrane Library ]
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Supplementary figure S3. Incidence rate of SP in women stratified by
period before/after July 2000

Incidence rate of SP per 100000 person-years in women
stratified by period before/after July 2000

Number of %
name year num person-year IR (95% Cl) Weight
Study conducted before July 2000
Hallgrimsson et al. 1978 18 519500 —_— 4.04 (2.64, 6.20) 13.58
Melton et al. 1979 30 923075 —— 5.09 (3.83,6.78) 17.32
Fergusson et al. 1981 74 1500000 —— 7.73 (6.45, 9.28) 19.96
Primerose et al. 1984 38 630000 —— 9.52 (7.39, 12.27) 18.20
Bense et al. 1987 35 578060 —— 9.51 (7.30, 12.39) 17.90
Morales et al. 2000 12 340806 —_— 5.58 (3.56, 8.74) 13.05
Subtotal (I-squared = 78.5%, p = 0.000) > 6.80 (5.29, 8.76) 100.00
Study conducted after July 2000
Gupta et al. 2000 343 3482234 - 15.48 (14.23, 16.84) 12.30
Chen et al. 2010 1054 2.83e+07 - 5.84 (5.57,6.13) 12.49
Bobbio et al. 2015 13926 1.24e+08 . 16.64 (16.42, 16.87) 12.57
Schnell et al. 2017 15936 2.18e+08 . 11.49 (11.34, 11.63) 12.57
Hallifax et al. 2018 1590 2.30e+07 - 7.95 (7.59, 8.32) 12.49
Hiyama et al. 2018 27716 4.41e+08 . 9.88 (9.79, 9.97) 12.58
Kim et al. 2019 862 6072000 * 22.30(21.14,23.52) 12.46
Lee etal. 2022 2395 3.45e+07 . 10.91 (10.57, 11.27) 12.54
Subtotal (I-squared = 99.9%, p = 0.000) L2 11.61 (9.53, 14.13) 100.00
NOTE: Weights are from random effects analysis
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Supplementary figure S4. Overall prevalence of SP in women

Prevalence of SP per million women

average duration of SP=30 days

Number of %
name year num person-year P(SP) (95% Cl) Weight
Hallgrimsson et al. 1978 18 519500 —— 3.32(1.90, 4.74) 6.95
Melton et al. 1979 30 923075 - 4.18 (2.99, 5.38) 7.1
Fergusson et al. 1981 74 1500000 - 6.36 (5.20, 7.51) 7.13
Primerose et al. 1984 38 630000 —— 7.83 (5.85, 9.81) 6.47
Bense et al. 1987 35 578060 —— 7.82 (5.75, 9.89) 6.39
Gupta et al. 2000 343 3482234 - 12.72 (11.65, 13.80) 7.19
Morales et al. 2000 12 340806 —— 4.58 (2.52, 6.64) 6.40

Chen et al. 2010 1054 2.83e+07 . 4.80 (4.57, 5.04) 7.52
Bobbio et al. 2015 13926 1.24e+08 . 13.68 (13.49, 13.87) 7.52
Schnell et al. 2017 15936 2.18e+08 . 9.44 (9.32, 9.56) 7.53
Hallifax et al. 2018 1590 2.30e+07 L 6.53 (6.24, 6.83) 7.50
Hiyama et al. 2018 27716 4.41e+08 . 8.12 (8.04, 8.20) 7.53
Kim et al. 2019 862 6072000 ; - 18.33(17.35,19.30) 7.24
Lee et al. 2022 2395 3.45e+07 * 8.97 (8.68, 9.26) 7.51
Overall (I-squared = 99.7%, p = 0.000) <> 8.40 (7.06, 9.74) 100.00
NOTE: Weights are from random effects analysis
0 ; EIS 1I0 1I5 2I0

Random-effects analysis
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Supplementary figure S5. Prevalence of SP in women stratified by

period before/after July 2000

Prevalence of SP per million women (before/after July 2000)
average duration of SP=30 days

Number of %
name year num person-year P(SP) (95% CI) Weight
Study conducted before July 2000
Hallgrimsson etal. 1978 18 519500 3.32(1.90, 4.74) 17.66
Melton et al. 1979 30 923075 4.18 (2.99, 5.38) 18.56
Fergusson et al. 1981 74 1500000 6.36 (5.20, 7.51) 18.71
Primerose et al. 1984 38 630000 —— 7.83 (5.85,9.81) 15.26
Bense et al. 1987 35 578060 — 7.82 (5.75, 9.89) 14.89
Morales et al. 2000 12 340806 4.58 (2.52, 6.64) 14.92
Subtotal (I-squared =81.1%, p = 0.000) <> 5.60 (4.13, 7.06) 100.00
Study conducted after July 2000
Gupta et al. 2000 343 3482234 —— 12.72 (11.65, 13.80) 12.07
Chen et al. 2010 1054  2.83e+07 . 4.80 (4.57, 5.04) 12.62
Bobbio et al. 2015 13926 1.24e+08 . 13.68 (13.49,13.87)  12.63
Schnell et al. 2017 15936 2.18e+08 . 9.44 (9.32, 9.56) 12.65
Hallifax et al. 2018 1590  2.30e+07 . 6.53 (6.24, 6.83) 12.61
Hiyama et al. 2018 27716 4.41e+08 . 8.12 (8.04, 8.20) 12.65
Kim et al. 2019 862 6072000 -+ 18.33(17.35,19.30) 12.16
Lee et al. 2022 2395  3.45e+07 . 8.97 (8.68, 9.26) 12.61
Subtotal (I-squared =99.9%, p = 0.000) L 10.28 (8.54, 12.01) 100.00
NOTE: Weights are from random effects analysis
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Supplementary figure S6. PRISMA flow diagram for SP and PSP in
women with S-LAM

[ Identification of studies via PubMed, Embase, Web of Science, Cochrane Library ]
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spontaneous pneumothorax in
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(n =320)
> A
=
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g e Focused on chest CT
findings (n = 1)
e TSC-LAM and S-LAM
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e Data needed for meta-
analysis not available (n=3)
——
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3 Studies included in review
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Supplementary figure S7. Prevalence of SP in women with S-LAM

Prevalence of SP in women with S-LAM

average duration of SP=30

Number Number of %

name year of SP person-year P(SP) (95% Cl) Weight
i

Johnson et al. 2000 83 412 —— 0.01655805 (0.01299585, 0.02012025) 15.24
i

Hayashida et al. 2007 318 9715 H ——— 0.02690374 (0.02394677, 0.02986071) 15.89
i

Oprescu et al. 2013 458 3820 - 0.00985441 (0.00895191, 0.01075690) 17.38
i

Bee et al. 2015 22 424 —— , 0.00426467 (0.00248261, 0.00604673) 16.91
i

Gonano et al. 2018 117 1459.2 - i 0.00659021 (0.00539607, 0.00778435) 17.26
i
'

Cheng et al. 2022 390 2998 - 0.01069206 (0.00963091, 0.01175321) 17.32
|

Overall (I-squared = 97.6%, p = 0.000) Q 0.01222114 (0.00839496, 0.01604733) 100.00
i
'

NOTE: Weights are from random effects analysis |
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Supplementary figure S8. PRISMA flow diagram for PSP epidemiology

[ Identification of studies via PubMed, Embase, Web of Science, Cochrane Library ]
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Supplementary figure S9. Incidence rate of PSP in women of the
general population stratified by period before/after July 2000

Incidence rate of PSP per 100000 person-years in women
stratified by period before/after July 2000

Number Number of %
name year of PSP person-year IR (95% Cl) Weight
Study conducted before July 2000
Wynn-Williams et al. 1957 11 750000 —_— 1.47 (0.81, 2.65) 25.58
Hallgrimsson et al. 1978 9 519500 —_— 1.73(0.90, 3.33) 20.93
Melton et al. 1979 12 923075 —_— 1.30 (0.74, 2.29) 27.91
Primerose et al. 1984 11 630000 —_— 1.75(0.97, 3.15) 25.58
Subtotal (I-squared =0.0%, p = 0.881) <> 1.54 (1.14, 2.07) 100.00
Study conducted after July 2000
Bobbio et al. 2015 12088 1.24e+08 . 9.75 (9.58, 9.92) 14.75
Schnell et al. 2017 12654 2.18e+08 - 5.80 (5.70, 5.91) 14.75
Huang et al. 2017 2836 1.51e+08 L4 1.88 (1.81, 1.95) 14.73
Hallifax et al. 2018 564 2.30e+07 - 2.45 (2.26, 2.67) 14.65
Hiyama et al. 2018 18975 4.41e+08 - 4.30 (4.24, 4.37) 14.75
Ogata et al. 2018 16 761905 —_— 2.10(1.29, 3.43) 11.98
Olesen et al. 2019 150 6818182 - 2.20 (1.87,2.58) 14.40
Subtotal (I-squared = 99.9%, p = 0.000) O 3.45 (2.33, 5.09) 100.00

NOTE: Weights are from random effects analysis
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Random-effects analysis
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Supplementary figure S10. Overall prevalence of PSP in women of the
general population, with an average PSP duration of 30 days

Prevalence of PSP per million women
average duration of PSP=30 days

Number  Number of %
name year of PSP person-year P(PSP) (95% Cl) Weight
Wynn-Williams et al. 1957 11 750000 —— 1.21 (0.49, 1.92) 8.96
Hallgrimsson et al. 1978 9 519500 —— 1.42 (0.49, 2.35) 8.75
Melton et al. 1979 12 923075 —— 1.07 (0.46, 1.67) 9.05
Primerose et al. 1984 11 630000 — 1.44 (0.59, 2.28) 8.84
Bobbio et al. 2015 12088 1.24e+08 . 8.01 (7.87, 8.16) 9.26
Schnell et al. 2017 12654 2.18e+08 . 4.77 (4.69, 4.85) 9.27
Huang et al. 2017 2836 1.51e+08 . 1.54 (1.49, 1.60) 9.27
Hallifax et al. 2018 564 2.30e+07 - E 2.02 (1.85, 2.18) 9.26
Hiyama et al. 2018 18975 4.41e+08 : . 3.54 (3.49, 3.59) 9.28
Ogata et al. 2018 16 761905 —~— 1.73 (0.88, 2.57) 8.84
Olesen et al. 2019 150 6818182 - | 1.81(1.52,2.10) 9.22
Overall (I-squared =99.9%, p = 0.000) <> 2.62 (1.46, 3.77) 100.00
NOTE: Weights are from random effects analysis
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Random-effects analysis
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Supplementary figure S11. Prevalence of PSP in women of the general
population, with an average PSP duration of 30 days, stratified by
period before/after July 2000

Prevalence of PSP per million women (before/after July 2000)
average duration of PSP=30 days

Number Number of %
name year  of PSP person-year P(PSP) (95% CI) Weight
Study conducted before July 2000
Hallgrimsson et al. 1978 9 519500 —— 1.42 (0.49, 2.35) 15.93
Primerose et al. 1984 11 630000 —— 1.44 (0.59, 2.28) 19.17
Wynn-Williams et al. 1957 11 750000 —— 1.21 (0.49, 1.92) 2717
Melton et al. 1979 12 923075 - 1.07 (0.46, 1.67) 37.73
Subtotal (I-squared = 0.0%, p = 0.880) O 1.23 (0.86, 1.60) 100.00
Study conducted after July 2000
Ogata et al. 2018 16 761905 —— 1.73 (0.88, 2.57) 13.72
Olesen et al. 2019 150 6818182 - 1.81(1.52, 2.10) 14.32
Hallifax et al. 2018 564 2.30e+07 - 2.02 (1.85, 2.18) 14.38
Bobbio et al. 2015 12088 1.24e+08 . 8.01 (7.87, 8.16) 14.38
Huang et al. 2017 2836 1.51e+08 . 1.54 (1.49, 1.60) 14.40
Schnell et al. 2017 12654 2.18e+08 . 4.77 (4.69, 4.85) 14.40
Hiyama et al. 2018 18975 4.41e+08 . 3.54 (3.49, 3.59) 14.40
Subtotal (I-squared =99.9%, p = 0.000) e 3.36 (1.92, 4.80) 100.00

NOTE: Weights are from random effects analysis

Random-effects analysis
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Supplementary figure S 12. Prevalence of apparent PSP in women with
S-LAM, with average duration of PSP of 30 days, random-effects
model.

Prevalence of PSP in women with S-LAM

average duration of PSP=30

Number of Number of %
name year PSP person-year P(PSP) (95% Cl) Weight
'
Johnson et al. 2000 19 412 —E—O— 0.00379040 (0.00208606, 0.00549474) 10.04
'
Hayashida et al. 2007 62 971.5 E —_— 0.00524538 (0.00393973, 0.00655104) 12.45
Oprescu et al. 2013 101 3820 - i 0.00217313 (0.00174932, 0.00259695) 17.90
Gonano et al. 2018 57 1459.2 —ol— 0.00321062 (0.00237713, 0.00404410) 15.60
'
Cheng et al. 2022 85 2998 - E 0.00233032 (0.00183492, 0.00282572) 17.57
'
Johnson et al. 2023 38 1210 —0—5 0.00258123 (0.00176053, 0.00340193) 15.68
Johnson et al. 2023 50 722 i —_—— 0.00569195 (0.00411425, 0.00726965) 10.76
Overall (I-squared = 84.8%, p = 0.000) @ 0.00335004 (0.00256072, 0.00413937) 100.00

NOTE: Weights are from random effects analysis
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