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Two Cases of Autoimmune Disease-Associated Laryngotracheal Stenosis
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ABSTRACT

Autoimmune disease-associated laryngotracheal stenosis (AD-LTS) is very rare but can pose a life-threatening risk.
Pathogenesis of AD-LTS is still uncertain and standard treatment protocol has not been proposed. In this study, we
reported two rare cases of AD-LTS in patients with relapsing polychondritis and rheumatoid arthritis, respectively.
Two middle-aged female patients visited our clinic due to progressive dyspnea, and stenosis of subglottis and upper
trachea was identified. Under general anesthesia, stenotic area was dilated with balloon gradually following steroid
injection. As both patients had developed dyspnea after several months postoperatively, they underwent revision
surgery. After two times of surgery, dyspnea was relieved and patients are maintaining systemic immunosuppressive
therapy with regular rheumatology clinic follow up. AD-LTS should be carefully diagnosed and proper intervention
with multidisciplinary team approach is required.
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Fig. 1. Subglottic stenosis of Case 1. A : Laryngoscopic finding.
B : CT findings indicating subglottic stenosis in coronal (left)
and 3D reconstruction view (right). Stenotic portion’s transverse
diameter was about 7 mm with 25 mm length. CT: computed
tomography.

Fig. 2. Intraoperative findings of Case 1. A : The first surgery. Circumferential subglottic stenotic portion was dilated with balloon
until 4 atm and triamcinolone was injected. B : The second surgery. Stenotic granulation tissue was ablated using flexible CO, laser
and balloon dilation was done until 7 atm following triamcinolone injection.
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Fig. 3. Tracheal stenosis of Case 2. A : Laryngoscopic finding.
B : CT findings indicating tracheal stenosis in coronal (left) and
3D reconstruction view (right). Stenotic portion’s transverse
diameter was about 8.8 mm with 17 mm length. CT: computed
tomography.
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Fig. 4. Intraoperative findings of Case 2. A : The first surgery.
Posterior tracheal stenotic area was ablated using flexible CO,
laser. B : The second surgery. Anterior tracheal wall granulation
tissue was removed with micro scissors. Balloon dilation was
done until 5 atm and triamcinolone was injected.

2
i, 54

9 triamcinolone Y& A5 cHFig.
4B). & A9 & T SFEH2 SAHYY, FutgA Y
oA hydroxychloroquine, 2HZ0]E 9 ypadacitinib
org gAE o) B AT} BE Foll, 24 F 140]
At @A HF22 Y= AdEfolt

*Egﬂ-g] 751_0r HaAom

o= Awy o
ot ol el 5 4

oA AE Aol 5

g9 a3t "?;‘7/1] Xdﬂi e
p A o A=

A gl Aelct

o
& =

4o P Ho

o Q
%0,
L
o)
N

N, of oX

e ok

B r.iL

[ oE X
i
L)
N
1o
%
T

2

)
&
o
SE
N
o
2
b
4
N}
)
i)

—{0‘1

4

N

oAl 2
o

Yy _ kU
N
N
]
T ox
ol
>.
30,
lzl
(L
i)
o
)
o
9,
o,

irei) _\TL

rIo

L0%6-50%9) 01 S5, vo} =
o 423 A= At G ALl S
© F 7% AAgo] BRY S et

Fobelx BEgoR X2 wd BHolA

ook
S~
>

2 ol
o
o
(o,
)
ritl

N
-
i
)
>
:

J
tlo

olN
)
o
o
oM,

o
;



Hye Ah Joo, et al.

by AR )8 o] BT AR, F Ae] % 9
oFg AR 5F TS Azt At A} W
BT | BEROR SHHoR ATk S YA, 169
A polgs BAGS AT Wi kRS Basy agHe
AelE §A51E AR sgeete] WA § Ve Aga)
AE £2, A% 9 o5 5o ozjen], /2 ofgw =
HEA P TASAL, $4T W OF2S WAl §
A5t WA Az B9 SAjo] & 2HH Y] o]
ARSS QHon At st due Saoleta @
Ssteieh. Bl whet therelzl s, ofe] QoA Futel

2 A A1 31%00A4 75%71HA] Agke] &
ATk Bk vl QIok 0 F & Hup BE FE YIY, &
A A4 (cricoarytenoid joint)Q] 1 I A& E&7}
A TheFet F/do] AT S Q7] fie] Fube A E
Ao A 7] Agho] o4 H= A AR 5+ UAE 4
ARE ST O]% s 1_°] s

A7HHY 57| HAz H“ﬁ 7];334 el
of s ﬁxﬂﬂ}ﬂ %1"5:?} A At ‘§‘< d] ¥
7t it Gelbard 52 59/ A3E0t @2 SAtol A “ﬂ‘—"‘% Al
2 HE 3 interleukin 17A(L-174) ¥ 1L-239] &
A 9 BHETE FOASHA F7HE 0] ol 24 ASH A
IE 2T 5 USS EAH SHA HZoE HisHl
th.'? Morrison 52 Aol A B4 B35 2 2Al] 7]
T Auk XA of _7]\_7‘4:;]5] IL-17A7F AP A 072 A-GoA
HE(fibroblast)e] & @5k, TGFR-13} $HA SkA ¢
fibronectin®} & *ﬂiﬂﬂ H(extracellular matrix)] A3
AFS SRR gt Y Futel A BEY, SolgS ohd
T 22 A7PAY WY 3 AgolA A f <=8t
£ [L-17A ¢4 AlZZE0] 7R HojlAl, olzf3t do=

o4 F5719HE % WA The] AT e 4 ik

F "
::‘4
re

J
[‘_\‘ﬂ,
o
—{('1

=
o
C]—o]:

[}

A7FA A A gtol| A SE7]HF = o] LAY AFol= A4l
A9l oFE 250t I WAAS B3 &4 ARE T Al
Yot s stofof gt 7|F W FAeT A AHRE0|E
FUE AlPste Zo] AR T4 FA SHAE = 9
L afdq 444 Jades Hugn Y gopgs o
AHA ABE FESH & FAONA leflunomided &
o A4l o ARE &4 ARG TA AP T2 A &
Fes AP ook st= A7 1S FYsHA AFAIA
o= B3t Qioh” &7 v o) X}OIL F4& A9 7t
Aol §9gt FS 54 Zollthe AS uEotd, g
o] £EHoR P HIE ﬁﬁéé}ﬂ%% ARt A7 A

B BYEE AT 4+ Y=S WAAAAES ZGT A
Y FRS AY ST A AUsE RS AY
sl Aol Fasitty & 5 kY AR E A 9

o] glucocorticoids, cyclophosphamide, azath1opr1ne
dapsone, cyclosporine 53 Z2 FES 24 HH, X

o $44% A2ZA methotrexate ARS7IA] LAY 4 ‘21
TR webA] AbE AR AT TR TEA) Az ool
b Wz @ olul A%, w5 of2f sofel thab)
A g2 W g ofe Belodael ako] o A7t 8
astet. ol Aol Avke Fe00) WA= %A Bl
£ 59 7% GRS S5 /|WATERE B FEOYAT
AAlE e sIIATE A7 QEEe] 4EE A5
5171 oleigy] uheo] 24 AL % WAAE S8 A
Yottt & Fole WAAAAE F8otaA F2 7907t
PgHon At A4H 1Y Feurks JA4
2 WA 18 BT 4 98 Aol

72

=21

AZPA A} A SRR wle sEAR
A Al SRR S AET o JeEE, ArPHAES gkt
oM TEE, Hag Wl HY 5 22 V' S0
U= A Yilsto] Aoty whE Mg ok Zlo] 585
oh AAWE o WAIBH S4 s 3 AHECIE Y
o] AIAQl &4 AgRo|H, ojet 3 AL S
uhet H414 HAAAA| ARGo] o] BB tekA| A HE
I A 27t st
Acknowledgements

Not applicable.

Funding Information
Not applicable.

Conflicts of Interest
No potential conflict of interest relevant to this article was

reported.

ORCID
Hye Ah Joo, https://orcid.org/0000-0002-2830-2145
Yoon Se Lee, https://orcid.org/0000-0001-6534-5753

https://doi.org/10.35420/jcohns.2022.33.1.34 | 37



Two Cases of Autoimmune Disease-Associated Laryngotracheal Stenosis

Author Contribution
Conceptualization: Lee Y'S.

Data curation: Joo HA.

Formal analysis: Joo HA, Lee YS.
Methodology: Joo HA, Lee YS.

Writing - original draft: Joo HA.

Writing - review & editing: Joo HA, Lee YS.

Ethics approval
This article does not require IRB/IACUC approval because

there are no human and animal participants.

References

38

. Aravena C, Almeida FA, Mukhopadhyay S, Ghosh S,

Lorenz RR, Murthy SC, et al. Idiopathic subglottic ste-
nosis: a review. J Thorac Dis 2020;12(3):1100-11.

Ryu IS, Choi SH. Laryngotracheal stenosis. J Korean
Soc Laryngol Phoniatr Logop 2012;23(1):21-7.

. Rosow DE, Barbarite E. Review of adult laryngotra-

cheal stenosis: pathogenesis, management, and out-
comes. Curr Opin Otolaryngol Head Neck Surg 2016;
24(6):489-93.

An J, Song JW. Life-threatening subglottic stenosis of
granulomatosis with polyangiitis: a case report. Medici-
na 2021;57(5):423.

Nikolovski N, Kopacheva-Barsova G, Pejkovska A. La-
ryngotracheal stenosis: a retrospective analysis of their
aetiology, diagnose and treatment. Open Access Maced
J Med Sci 2019;7(10):1649-56.

Tash H, Birkent H, Gerek M. Three cases of relapsing
polycondritis with isolated laryngotracheal stenosis.
Turk Arch Otorhinolaryngol 2017;55(2):77-82.

Chen LW, Lina I, Motz K, Berges AJ, Ospino R, Seo P,

et al. Factors affecting dilation interval in patients with

| http:/www.jcohns.org

10.

11.

12.

13.

14.

15.

granulomatosis with polyangiitis-associated subglot-
tic and glottic stenosis. Otolaryngol Head Neck Surg
2021;165(6):845-53.

. Myer CM 3rd, O’Connor DM, Cotton RT. Proposed

grading system for subglottic stenosis based on endo-
tracheal tube sizes. Ann Otol Rhinol Laryngol 1994;
103(4):319-23.

Borgia F, Giuffrida R, Guarneri F, Cannavoposed grad-
ing system for subglottic stenosis base. Biomedicines
2018;6(3):84.

Hamdan AL, Sarieddine D. Laryngeal manifestations
of rheumatoid arthritis. Autoimmune Dis 2013;2013:
103081.

Ramos HVL, Pillon J, Kosugi EM, Fujita R, Pontes P.
Laryngeal assessment in reumatic disease patients. Rev
Bras Otorrinolaringol 2005;71(4):499-503.

Gelbard A, Katsantonis NG, Mizuta M, Newcomb D,
Rotsinger J, Rousseau B, et al. Idiopathic subglottic ste-
nosis is associated with activation of the inflammatory
IL-17A/IL-23 axis. Laryngoscope 2016;126(11):E356-
61.

Morrison RJ, Katsantonis NG, Motz KM, Hillel AT,
Garrett CG, Netterville JL, et al. Pathologic fibroblasts
in idiopathic subglottic stenosis amplify local inflamma-
tory signals. Otolaryngol Head Neck Surg 2019;160(1):
107-15.

Fijolek J, Wiatr E, Gawryluk D, Martusewicz-Boros
MM, Orlowski TM, Dziedzic D, et al. Intratracheal
dilation-injection technique in the treatment of granulo-
matosis with polyangiitis patients with subglottic steno-
sis. ] Rheumatol 2016;43(11):2042-8.

Desuter G, Gregoire A, Gardiner Q, Houssiau F. Hy-
droxychloroquine as treatment for inflammatory sub-
glottic stenosis: a second successful case. Case Rep
Otolaryngol 2012;2012:754308.



