CHtetoto&gialzi el nfsts|x]: Vol. 30, No. 6, 2008

XDl SFOF- NFE - YYo| - ZANTl - BE - MR HTY,  0FS - HLFE - AHN - P2
Agujsta Azsh prheteids et UL FAEFEEY”

Abstract

GORHAM-STOUT DISEASE OF THE MANDIBLE: A CASE REPORT

Young-Min Ji, Gin-Ah Song, Jung-Hyun Shin*, Kang-Mi Pang, Soung-Min Kim, Hoon Myoung, Byoung-Moo Seo,
Jin-Young Choi, Jong-Ho Lee, Pill-Hoon Choung, Myung-Jin Kim, Soon-Jung Hwang

Department of Oral and Maxillofacial Surgery, School of Dentistry, Seoul National University
Research Institute and Hospital, National Cancer Center™

Gorham-Stout disease is a rare skeletal disease which is progressive and spontaneous and idiopathic
resorption of whole body bone. In the initial stage, the osteolytic site is replaced by histologically benign
vascular proliferation without new bone formation and finally by dense fibrous tissues. We encountered
with a patient involving the mandible with attention by the clinical, radiographic, scintigraphic, angio-
graphic, and computed tomography. We resected the mandibular lesion which was reconstructed with a
fibular free flap. We report literature review with a mandibular lesion involved with Gorham-Stout disease.
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Fig. 1. Panoramic radiographs. A. massive osteolytic lesion on right mandible at first visit, B. extensive osteolytic
lesion and pathologic fracture on right mandible after 2 years

Fig. 2. A, B. three-dimensional computed tomographic scan shows massive osteolysis of right mandible, C. rapid

prototype model

573



CHtetoto&gialzi el nfsts|x]: Vol. 30, No. 6, 2008

Fig. 3. Angiographs: normal external carotid artery demonstrating superior thyroidal, lingual, facial, internal maxillary arteries

except right inferior alveolar artery

Fig. 4. Intraoperative photograph of the reconstruc-
tion of the mandible using free vascularized fibular
graft.

(o]
Fig. 5. Panoramic radiographs after the reconstruc-
tion of the mandible with free vascularized fibular
graft. A. immediate postoperative view, B. postop-
erative 4 years view
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Fig. 6. Photomicrographs of the osteolytic lesion
(H&E stain, x 200). A. dilated vascular space, B.
immature bone, C. fibrous tissue, D. chronic inflam-
matory cells

ojmg Wgle #AT 4 §le 497 vk BuEx
A E 2EFF F @Y AR giAHER &
#2972 AA Gorham-Stout 30| oJ8A Yehde=
Ao et =R e dEEa gt 2 1‘/} TEF F99 A
A8 g F oA oAudt ol ads #EsHA] k3
Oe 1% glof o]A9 Gorham-Stout Fw-9] %
T o Zlo] AMdon, 7] BAY 7 fell= TS 1
glsic},

Anavi 59 28", Gorham-Stout S22
57] A, 8oy Aot 8%, B, QHE ¥3
o F4E& Hole 7Ite] Bt 6.4d0|%ltha g},
z7] 243 HAAE Bl AxE JAdE & A9t
45%9)) o|2gttn EJ_’E?}"i‘ﬂr Gorham-Stout F¥*
I AT ol A FRo QlE TF 2415

PF\ ofl

ol rlr rlo 1 ro offt R

o
Gorham-Stout =9 417 Helgy vAYFS
obd] gl WA A @ Adelo|t). Tyt gxle] dH
oA xe] GAETE 7 o 1 Ak 3 S8t



= Aol #ilo] oA gt} Et hEAl| e
7 A171E interleukin-6 (IL-6)2 84Tk = &3
t}. Delvin 92 19969 Gorham-Stout 3] =
T ARAE Fohg7] S8l A5 AEF, & 24
“Ld A719F EaAo] BE e St A A osteo-
clast-like multinucleated cell(MNC)2 &4 J=E H]
Watth, Eaao] Ekat e ARk MNCY 71 =
Uelston o] el 116 A 7 $2319] 7o) o] 3o
2 FALJF T AT Gorham-Stout FFwollA] H
ole =83 @il FEAEY dTE AHAY HHo
Sths Hax dtd Gorham¥} Stout:s, &3] dAito
sEA| 2] o= Qg Aoy Hte, 93] HEd
g3 ot 7174]31 e, pHE ¥} S g2l IA ¥
o o 46} A% 7hsAe] sta st AA=
Corham-Stout 3702 A3 FANE Holx Fxjd
AAME stEA 9 DA o] F7HEA] ¢4 Aol thallAl
T Hasm Job?. o]A7 Gorham-Stout =379 A3
gk Rl thafia= ofr] Wes] drelA Al ¥ Ho
o}
Gorham

)

¢

-Stout 379 Xa= Agke] xPitefet &
HZzo] 24< Wiy A= Ao ulE st} A2
B2 A8 HEel afH g Soldes Fitete ¢
oA AA ST AEZA A4, HERD, BA A
EU»® 59 0]83 o2 gWo] t)Z Aot s vt 9o
‘d%Q oW N EPHE ATEL 17 B4 ek shot

3y ‘33_ *—516]]7} zH ﬂl}ﬂ

joz delA 9l
o 2 ur/ﬂq.
gtk Akl AR B3,
A, BRzGAN S 99 . 2434
AR A B Bo] 274% B e =5 E 5 3l
ot %‘ﬁ‘é}b R A e 01]6% - thar]| 59
AT e e A28 5 vk AR
i) ‘°“"—94 B2 2AE FAR YAT AN

A A 299 dxE Sl
A e v AN DS

o XL
o oF
o,

ol BelE ANEE 5

sfetZ ol BHst Gorham-Stout 3% &2 21

3
&3 A gl FER Af A%E ugPld and
P mashe vl

10.

11.

12.

13.

14.

15.
16.

17.

18.

. Ceroni D, De Coulon G, Regusci M et al :

. Heffez L, Doku HC, Carter BL et al :

References

. Jackson JBS : A boneless arm. Boston Med Surg J 18 :

368, 1838.

. Gorham LW, Stout AP : Massive osteolysis (acute sponta-

neous absorption of bone, phantom bone, disappearing
bone): its relation to hemangiomatosis. J Bone Joint Surg
Am 37-A : 985, 1955.

. Johnson PM, Mc CJ : Observations on massive osteolysis:

a review of the literature and report of a case. Radiology
71 : 28, 1958.

Gorham-Stout
disease of costo-vertebral localization: radiographic, scinti-
graphic, computed tomography, and magnetic resonance
imaging findings. Acta Radiol 45 : 464, 2004.

. Benhalima H, Lazrak A, Boulaich M et al : Massive oste-

olysis of the maxillo-facial bones: case report and review of
the literature. Odontostomatol Trop 24 : 35, 2001.

. Florchinger A, Bottger E, Claass-Bottger F et al :

Gorham-Stout syndrome of the spine. Case report and
review of the literature. Rofo 168 : 68, 1998.

Perspectives on
massive osteolysis. report of a case and review of the lit-
erature. Oral Surg Oral Med Oral Pathol 55 : 331, 1983.

. Chong Ng L, Sell P : Gorham disease of the cervical spine-

a case report and review of the literature. Spine 28 @ 355,
2003.

. Dominguez R, Washowich TL : Gorham s disease or van-

ishing bone disease: plain film, CT, and MRI findings of
two cases. Pediatr Radiol 24 : 316, 1994.
Bode-Lesniewska B, von Hochstetter A, Exner GU et al :
Gorham-Stout disease of the shoulder girdle and cervico-
thoracic spine: fatal course in a 65-year-old woman.
Skeletal Radiol 31 : 724, 2002.

Manisali M, Ozaksoy D: Gorham disease : correlation of
MR findings with histopathologic changes. Eur Radiol 8 :
1647, 1998.

Chung C, Yu JS, Resnick D et al : Gorham syndrome of
the thorax and cervical spine: CT and MRI findings.
Skeletal Radiol 26 : 55, 1997.

Spieth ME, Greenspan A, Forrester DM et al : Gorham' s
disease of the radius: radiographic, scintigraphic, and MRI
findings with pathologic correlation. a case report and
review of the literature. Skeletal Radiol 26 : 659, 1997.
Vinee P, Tanyu MO, Hauenstein KH et al : CT and MRI
of Gorham syndrome. J Comput Assist Tomogr 18 : 985,
1994,

Anavi Y, Sabes WR, Mintz S : Gorham' s disease affecting
the maxillofacial skeleton. Head Neck 11 : 550, 1989.
Devlin RD, Bone HG, 3rd, Roodman GD : Interleukin-6: a
potential mediator of the massive osteolysis in patients
with Gorham-Stout disease. J Clin Endocrinol Metab 81 :
1893, 1996.

Hirayama T, Sabokbar A, ITtonaga I et al : Cellular and
humoral mechanisms of osteoclast formation and bone
resorption in Gorham-Stout disease. J Pathol 195 : 624,
2001.

Moller G, Priemel M, Amling M et al : The Gorham-Stout
syndrome (Gorham's massive osteolysis). A report of six

575



CHtetoto&gialzi el nfsts|x]: Vol. 30, No. 6, 2008

cases with histopathological findings. J Bone Joint Surg Br
81 : 501, 1999.

19. Tsang WM, Tong AC, Chow LT et al : Massive osteolysis
(Gorham disease) of the maxillofacial skeleton: report of 2
cases. J Oral Maxillofac Surg 62 : 225, 2004.

20. Ohya T, Shibata S, Takeda Y : Massive osteolysis of the
maxillofacial bones. report of two cases. Oral Surg Oral
Med Oral Pathol 70 : 698, 1990.

21. Booth DF, Burke CH : Massive osteolysis of the mandible:
an attempt at reconstruction. J Oral Surg 32 : 787, 1974.

22. Branco F, Da Horta JS : Notes on a rare case of essential

23.

24.

osteolysis. J Bone Joint Surg Br 40-B : 519, 1958.
Mendez AA, Keret D, Robertson W et al : Massive osteoly-
sis of the femur (Gorham s disease): a case report and
review of the literature. J Pediatr Orthop 9 : 604, 1989.
Dunbar SF, Rosenberg A, Mankin H et al : Gorham's
massive osteolysis: the role of radiation therapy and a
review of the literature. Int J Radiat Oncol Biol Phys 26 :
491, 1993.

7} 32
SHASE 110-768

A1 Heed 20084 83 264

AR =hE A 20084 118 6

576

Reprint Requests

Jin-Young Choi

Dept. of OMFS, Seoul National University
28 Yongon Dong Jongno Gu Seoul Korea
Tel. 82-2-2072-3061 Fax. 82-2-762-4735
E-mail : sjhwang@snu.ac.kr

Paper received August 26 2008
Paper accepted November 6 2008



