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= Abstract =
Acute Respiratory Failure Derived From Subglottic Stenosis in a
Patient with Relapsing Polychondritis

Hyun Jeong Kim, M.D., Won Park, M.D., Sung Kwon Bae, M.D., Sung Soo Kim, M.D.,
Yong Hwan Lee, M.D., Jung Soo Song, M.D., Jung Il Cho, M.D.*

Department of Internal Medicine, Inha University College of Medicine and Otolaryngology™ Inchon, Korea

Relapsing polychondritis (RP) is rare, chronic, relapsing, and multisystemic inflammatory disease targeting the
cartilaginous structures. Respiratory track involvement occurs in approximately half of the cases. Subglottic
stenosis is a rare manifestation of RP., Here, we report a case of RP with a subglottic stenosis, resulting in
acute respiratory failure.

A 63-year old man was admitted complaining of multiple joint pain, general weakness, weight loss, throat
pain, hoarseness, exertional dyspnea, and hearing difficulties. A laryngoscopy and neck CT revealed a
subglottic stenosis. Four days after admission, he complained severe dyspnea resulting in acute respiratory fail-
ure. Immediately, a tracheostomy was done for airway preservation. After high dose steroid therapy, the gener-
al symptoms were improved. However, the subglottic stenosis was sustained. Thus, a laryngotracheal
augumentation and stent insertion was performed. The speech valve was then replaced. The subglottic stenosis
was managed with low dose steroid and monthly cyclophosphamide pulse therapy, and the patient has been fol-
lowed up regularly. ( Tuberculosis and Respiratory Diseases 2001, 50 : 353-359)
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Fig. 1. The patient’s nose was depressed show-
ing a saddle nose deformity.
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Fig. 2. A. Plain neck radiograph taken before the operation showing a narrowing of the airway

in the subglottic area (arrow).

B. Plain neck radiograph taken after exchanging the stent for the speech valve shows a
dilated subglottic area (arrow) just above the speech valve.
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Fig. 3. Body bone scan with 9#mTec-methylene
diphosphonate shows multiple joints and

thyroid cartilage hot uptake.

Fig. 4. 3-dimensional computed tomograph
shows a nearly obstructed subglottic
area (arrow) and patent airway via
the James tube.

A Ee stmglomn A43e] prednisoloned} 7|2
2 B4 & BgsEA Fr)Hes sjediA F4 B

A T ABge AN 9B A

& Q4 BAE UshiE o] @8l

Agoz 1 AWe AAF 94 T4 2HeE o]
2ojAt}. o}H 7k FBH o2 ASEHE AR 7
o} gutd oz McAdam $°9) g 7lEe] @
7] ARgEith o] 7|2 st 1) ol/fe] A A
2, 2) nlmlay ohyg B/AEY, 3) 29 d=9,
4) Aurd, 7k, Furd, = ol 24, 5)
5&7\49 429, 6) ¥z ¢ 4% e A 59
A 71 24 7k Al A ol ge] Fadel et
viA] B9 27 weao] e A9%E A4
thity QFgoez Agsa stk 7L % Daminami
9} Levine*e 471 Z4 % 3714 ool yehid
z2g 270 glo] Ae Ud & U 2L
A w3 A AU, A7) 4EF F 2 oY
oloma| AH|2o|= % dapsoned] ¥HEol SUE
A9 Ago] FHssitia sidch. & FHe) #a
= o] Z ojje] Ay ATEH dIS Al v
njeryd thiy @AY, 3o AZ Y, 7183 71 #A| 9
AT, AT AW 5 /K 48 e BAS,
AYT A&} C ukg who] @o] F71H] o
o1, g Zol=g X8F Fo} L FXE] A
o] FAE O] AL Thid QFPor Mt

O

ole]ull (o} &+ A1 AE : http: //medric.
chungbuk.ackr) & ol&3le] =uje] Add thdd
Azae AN Ax E 159 I =Fo] HMH
o 7)ol AMEA e A Hel =% % ¥ 184
o] =R wF 219 &y} RuHEH 5
g S A0S AAZ A7 19e] EAprt
BIEEL o] FheH 3 Bhe 3o ¥AE H
28T, 4 S0 29 8A4E Husty I e
s 1E8 wusigoh. Add Hed Y 4 6
712 % ool Uehbe A&de] 7 EF 30l
2t o] IS F o Ee Tk 42 Tl A
Zeo] a3 29, & To] Bud 197, F Fro] B
T3 199 B Zd 19 § 5Pe2 ;R 201
o 8zt 2 159 (75%)dARE o7 go] HAEH
85%0)A ol7fdo] Yehdrhs oFe] Btk =

— 356 —



— Acute respiratory failure derived from subglottic stenosis in a patient —

ellie o 34 el 2oz Az, au 3
ol dFdo] FUEHA ¥ BABL 2 7B /)
WA oz Q3 3FTY, 71, sl 59 55
7] F7g0] BAIR o AZPe] AWAL QA 2o
el o} Adel] 22he Ae 297} Atk

AR i AZPANM vehd= 58704 24
& EE 718 18R] G2 AYd) o8 ) ¥
A g 3FTE, vlEs]A Sola FE YA
AEE, WEgol Yeid. E8 Ao BEd) o)
g, TFEU] Yehd £ Qiot. Ay oy o
THOZ Y B} SELBL sAEE AO 7}
F & ddozs 7w, 78 BE spwe] ¥R
of &3 97t gt U 5% A¥™ 4= 9o
U o FE Q%50 F F4oR vepdn), dd 27
o 7= AME 1Y Fe Bxl= x5 @ vhg-3t
A B3 37 Bysing zv) Ag R8s} 29
BT A3 RFo 2 Ar|Er) B Ao 1
HOog Qs gl YFo] WA 5 glona 718
A AR T B 7|28 Brso} sl &7
Fol A, wely 3FTVL TA3 AW o
WY AZE BAAME 7127 HHE wHo) g

= Tl A=A S BRI o} sk Ao] Wo|x
7= BEE AT I M8} wheA] Fuks)olo}
gk aelv ojd A9 FNE 1 Buvl e
i =l A 3 5o Bl olejols 1 2y} g
3L B4 TFFHo] wE B = gigint.

o] A& g iU Y 249} o=x) Bat
=AY Wi 53 8 P3e] P Ae g
o dubgoz Fyo] shHe THFolY 7, 3o
AEEL FHHE F9ol= vlag sol= gledAuto.

TEE YA $= oy ZApo] A% A0
T L& 2H|Ro|=g Algsl] Agstm, TA
71 Ad T AdH Fdo] Yehes A=
methylprednisolone ¥ @1{o] F#7} Qs x
8] 2H 2028 A7t da g sl He Ag=
o|l=9] 8% Folm W BHTE 2] A3t
o] cyclophosphamide %= azathioprine 59 Wy

HAAE AGATH. B Zallo] Bl 2Ezo|mo}
cyclophosphamide& Alg-3ale] 2o s =z
ottt dvH Xz F uhg-alx] @ 34 &
Al AIA cyclosporin A149} CD4¢| st =i
YA E AMgEle] 598 B Rugo] Q).

2 o

AREE ol ge] SUEA| P bgmel ey o
Y, Y 7, 718K Y o) SuE Awy o
Wy ARG BN B ARzge) Qo mxo
2 4IE A47h FuEel 34 sE9He] waw
B} 1918 A¥sln BRast Pl Hashe o)
o},

4138

L. Gilliland BC. Relapsing polychondritis and other
arthritides. In: Fauci AS, Braunwald E, Issel-
bacher KJ, Wilson JD, Martin JB, Kasper DL,
Hauser SL, Longo DL, eds. Harrisons texbook of
medicine. 14th ed. p. 1951-63, New York, Mc-
Graw-Hill, 1998

2. Maddison PJ. Diseases of bone, cartilage, and
synovium. In : Maddison PJ, Isenberg DA, Woo
P, Glass DN, eds. Oxford textbook of rheumatolo-
gy. 2nd ed. p. 1617-29, New York, Oxford uni
ver\‘sity press, 1998

3. McAdam LP, O'Hanlan, MA, Bluestone R, Pear-
son CM. Relapsing polychondritis : Prospective
review of 23 patients and review of the literature.
Medicine 1976;55:193-215.

4. Damiani JM, Levine HL., Relapsing polycho-
ndritis ; report of ten cases. Laryngoscope 1979;
89:929-44.

5.744%, 489, 2/, A 3, & W, 284

T ALY thdd A3 39 2 g ma B,

— 357 -



— H. J. Kim, et al —

th 3h3n}E] A 813 ] 1998;5:89-96.

6. AR, A7, I, BT AR OAEFF
o] y)mA WA ANsEEY 47 % ey
o}, o ghapal o) 83 7] 1988;24:259-64.

7872, wAd, §¢5], o]FH, o1&, ¥
njaky 7#A] PWoz WA AW thiy o
g 14, 23 ¢ 5%&7)438 1999;46:861-8.

8. AU, 9AH, WAL, 94, N1# ¢ 718A
= AWE ATEREY 19, BB EsL
}3)%] 1998;4:117-21.

9. 719w, o]&A, ol2d, o1, AUy thadE
o (Relapsing polychondrotos)  1#. &e]<lA]
1993;36:1054-9.

10. 018, ALA, WA, $3Z, oY), FFst
= e iy 429 19, dietReie s
=] 1997;4:173-9.

11, AA g, ¢aR, A, AEN, B3, 1L
=, Eudz 3@ oy AIF 1. d@R
ulE] 43}k A] 2000;7:62-6.

12. Neilly JB, Wister JH, Stevenson RD. Progressive
tracheo-bronchial polychondritis: need for early
diagnosis. Thorax 1985;40:78-9.

13. Lipnick RN, Fink CW. Acute airway obstruction
in relapsing polychondritis : treatment with pulse
methylprednisolone. J Rheumatol 1991;18:98-9.

14. Svenson KL, Holmdahl R, Klareskog L, Wibell L,
Sioberg O, Klintmalm GB, et al. Cyclosporin A
treatment in a case of relapsing polychondritis.
Scand Scand J Rheumatol. 1984;13:329-33.

15. Van der Lubbe PA, Multenberg AM, Breedveld
FC. Anti-CD4 momoclonal antibody for relapsing
polychondritis. Lancet 1991;337:1349.

— 358 —



