H/E4x5E (J Jpn Ped Orthop Ass) 23(2) : 389-394, 2014.

Gorham J% (2 £ A KERE BT D 1 #

[/ NI i

1) NI B

(VAN S B

2) KB 7 & gegpbe
3) KPR PR 22 A TR o B I S R4

E B Gorham %%,

s R

MBS >3 L 2 F O ETIEEM 2L T8, EDOT

ENTHBTEPHEL SN TR WIEHEEORE TH 5. 4 13 Gorham 512 X B KR &3
D 1N L CFMEAT o 72205, BREDVHONZLh o 7R 25 L 72O THET 5. 1251,
S5HBFICHAT 2 BIRSER 222 L, AIEE OB &R iEH Sz, AEEGHROAERTY ¥ 38
W% B 7272%, Gorham # DFEEZW &2 F, MBEFEITZA 7 a4 FEFIEFEITEZA R AR L —
MEFITRAEIR SN TE D, HERGBEOBIRIE A2 o7z 4l BB ARSI & A 23R

EIEAMBIL, AREEHNEI LB S hi.

llizarov Al#FE € 2312 & 2 B 12z ¢,

pamidronate D¥5- %l L 726 2 7o 72 ik 11 203 TIE R Z FERR L, k&Il 2 JE1T L

T2 SR EBAE TEI A U 7.

FCIC

Gorham ¥ & 13, IMEMRY) » XEWEICL 5 F
i 5 B RERO BT ISR 2 M E T2, &DbD
TENT, BHRFTEPHEL STV WEERTED
B TH 5. Gorham ¥ 1& Gorham-Stout syn-
drome, Massive osteolysis, Vanishing bone dis-
ease L EDH{RTIFIINE Z L b H 5. FRHEME
T, TRRTEAIR R HEA IR I S8 3 L 72 BE D v I
BV ONEPENICRE L, BRI 8
B CEIR ST EHRE S TW
%Y. Heffez” DR WitE#ECTIx, DA TIMENER
D Y NEEDSRER S, @EMEATIZED T, @
FIHMEOSIEAT E A ER L, @OEMHE L 72
ARALZ RO T, OEITHEOFWRIAH ), ©OW
BV R R 2 36037, DEIRFER, AHMERE,
@S, RIERBRBEN 2N EPBITF LT
5. WHEOWREIL, EAEDHFE T Gorham Jif D

B Tk o Interleukin-6 (IL-6) A% LA L
THBY, IL-6 20 E MO IGE) 2 KL 3 %13
MO, S B ATHEE I TSR @ Interleu-
kin-1, Tumor necrosis factor {Zx3 % &2 %
#5895 72D IR TOBEMHHITTHEL TV 5 L i
BENTREAY, MR ML AR T
EVEAELHY, T LRI,
HEHT L 72BR OB AT 2 C, B #EG
B, CARAFA— MEFRA Y —T7202D
B 5% EOWHBEPITONDL ZEDBE VR, &
BEDPELNT, BRI T 26 0h5. &
I, Gorham J&\Z & 2 KEEEHYFIHD 1 HIX
L T llizarov BIAVE 2RI X B[ & € AR AF
A— A OREFIRIE G- 12 & 2 % 217 5 7225,
FRA DTSN TER 2 25 L 7= 0 CTHis
5.

Key words : Gorham disease (Gorham %), femur (KIE4), pathological fracture GiERYEHT)
SEARYE - T 581-0069 AP /VURTHBEIEENT 1-3-1 ARk A EE &G (072)922-0881

ZH 201444 H 13 H

H AN REIEA L2 28RS Vol. 23, No. 2, 2014 389



Gorham %12 & 2 KEREs 5o 1 1

Fit

Bl

125%, BR. 5RREICHEAT 2 ERICERE Z 2%
L, WL v b7 UG CHES OB GRS
i3 N7z JEE ORFERLER SRR T o B
HFEE M, Gorham Ji L MEEZ W Sz, Eh
VIRE, BOAT A A EREOEARAKRL—
M ARG & B IR T ke S T wie, B
WEIRD 2 <, AR—VIEH b WRETH 72, &
|, FEE & 5 2 BT R 2 < A RBRER I 25 H
BIL, HAL ¥ b7 iR Th RS E i &
FWE S AR E o7z, HflL >~ b Ul
BCH R #ERIC AO 748 32-A1 O E
e 7z. RG-S 8E 5@ gmiB £ Tl
EVIROFEMGEE RO (K1), ) E I
X BRI, KRG TR, HE,
g, Bed, i, a8 °hHTTRE®RIA
Mo Tz (X 2-a~c). EHIZBHi o MRI Hi{%
12CTHRBENMA S B NOILHPRIZY ¥ Ex
Bz (3). A THEEzY) ¥R EOIRET
by, NEEEZITH LREURE2SY) ¥ 5ED
A fEH SN D 2 & RE - R CTREMEICA
RDD o 72728, REDD 7\ Dlizarov BlYHH 52
T L BEEZ BN L 72, PRI KENMOY
YREEAEBRNTWS T A X =250 V8
W2k 59712, B&EAED NI O 82 g/dL 2°5
41 g/dL F TN L TIRE A IIE & 7 - 72729,
T A X — 2 L TMAEEO 22 WAMII A & DN —
TEVICANEZ (4. 2oRITHER IR
OO IIE %2 B 72, WFB R MR A LA
BOWORP IR =7 YR EN- 7 u T F K
(NTx) 281924 nmol BCE/mmol Cr (B A% %o
1E4 i © 13.0~66.2 nmol BCE/mmol Cr) & &
THY, MEOEFMIANHTDH 205, FHoE
BRNRTHALZELEEL THHEBRINAILAEL
RETHLEEZONZEE, INFETOIE
B35 Tl Gorham %12 & % KB % 1945
DIEBIT, FMZT TEREDIE SN 7%
Wiz, FWRINENH#HTSHEMNT, €¥3I YD
AN A RFO T, pamidronate 30 mg,

390 HANRILEA L &3 Vol. 23, No. 2, 2014

1. FBHEHALL >~ b7 U mif%
KBRS AO 205 32-A1 KBB4 #E8
A5 A R E CTHAVIROBEHEE RO 5.

3HMO % FMiE 2 HAE» S 4 I 1 1,
&1 3 [mljti4T L 72. Gorham % 12%}9" % pamidronate
DEGROTA KT 4 U knizd, BBREAL
FED 3L EDFEBN 5274 K4 0T n
FI—=VEZEZICL TS L7z, Gorham JildA
H OISR BATIZ R VO TIHREZL» SR EZET,
WEDMMIME B X OKFRE Z\F72. Pamidronate
DG L BFER, A, K7V L iUE
DOWBUT Ao 72, NTx HIEZ DBIMEF AT
L, %5 8 %>H T 291 nmol BCE/mmol Cr (2
o7z (K5). AL v b7 R TEITERICAR
FEAH Y, AIMEEROT Y FERELTD
PIFRFITMOBIENAE LW L 2R LT,
itk 11 22 B CTIET 2 AT W (M 6), R 5 L
FTOEAZEMLTCINEYF—Y a3 2 7o
7. LaL, BEEFPEONTBLT, HhEE3
PHTEHRPE 72 FEIERIC Ll Tk
NETIE & BB 1TV, BERRBISThTH 5.



X 2. #ZkEHALL >~ b7 S
as AR ER R EICBEREED L. b AREEEA L EAO—EBEE L TRIFERENELTWS. ¢!
HEBICOFEBIRA TS,

zZ =

Gorham %1%, EHDOVTIOBFIZHFHET S
EWEZINTVED, REIO L) ITKEE IR
L7285 13 i A 7 v, Henrica 5713, K
B IZHEE L 72 Gorham ¥§ 22 FEBIICDOWTE & &
THELTWS, BEL106), k126, Finid
5 H 5 77 i THIg4HEH 24.2 k. MAFBALIZKR
b LAY 14 B, BT 6 B, A% 2 BT
Hol:. MBRICENZRDZLO196], %
Molzb O 26, RNHN1HITH -7, Angle
plate Z Wz NEE IR THRKE & HE
FEBHZITV, BUSREREZFH L2 1BITo

Gorham %12 & 2 KEEEHh o 1 1

%b
c

AEFBEVHR LN ENUAND 21 BB VT
W&, AT 6 1T R TR A B A 5 B B T %
7 BTN LRI EIE A &, 8 Bk Bin R MG
PCRBBIZL LRSS NTBY, HHFIIE
W B AA% . —)5 Ruggieri 5713, 1968
4E 7 5 2008 4E F T D 13 1 ® Gorham 9% @ i 7
OHT, KEE Gorham 35D 8 B X} L TF4li,
Y aHE, C AR AKA— MK, 42y —
Jxuay, ANVY b=y, TAE THEBEZITV,
FEMBIZETRETdH o 72 5 Bl 4 B CFIYEIZ I
185 AT BV TIRETRII L E L CHlATE 3, B& D
DIBITEHEBLLHELTWD. ZOHET
b 2 BICIX BT 2 8 2 TR 3 5 IR 5 R A5 190

HA/NRETE SR A 23RS Vol. 23, No. 2, 2014 391



Gorham %12 & 2 KEREs 5o 1 1

. F
3. FIr B EIA R MRT 5
KRN A & B NS 2 CIL#IPHIZ Y & 28 fil & 32
D5,

ZENAETTEY, Gorham i HEHERLHHED
BIH3d Y, FEEFARHMIZ L > THEETIZZ
DR NLBFIZER S 5 2 & THIRTTRETH
B0, KBIO XD BILHEATEEEOLEICIE,
N TR BN EIG & 22 53, IREIEmEEE 2
VA Rpa i AN

Gorham 5 O K BR“E 9% 19 & 37 Tl [ 52 5
i, BNETR 7L —bTh D, BISEEROSH
BT VDS, V) oXEEIRE S UEEEE L T
WARFICTREZINZ 5 2 L3 EA % BIES
5 EABITIEE 2, lizarov BIFFEIEZFIC L 5
R 2 BEZ BIRL 72, Mgk L7z8Th, £
HapoIA4 Y —CHEET S &T, Tk
PR SN7e. 7272, REBNINZY » 38 E DS
n, #Z%EL llizarov 74 X —=H»5DY ¥ 73
PHEL, KEAHMGEE U222, 4l s o
N—TEZER L. BEEZE) Yo8Ez IR E
D, BEYeH AU eh o7z Henrica 5V, KBRS

392 HA/NRIEAFL &M Vol. 23, No. 2, 2014

HOGPIT
KNEE JH
KNEE Ji

5

4. FMBEHL > 7 Wi
N=TEEIAX—I12X ) BIFRFEEE 272

2500 Pamidronate 30mgX3days

2000 1924
1500

[\

1000 / ==NTx(nmol
/mmolCr)
291
500 EwEHE
13766.2
0
x s :
2}
H H

5. NTx Ot
pamidronate O FEifIREe G- X MEFN AT L 72

Gorham 5 19 JE B v 3 JE B CTH A D T K D3 hifE 72
SNz, FOBRITREPWINS Nz L BRTH
D, REITHEEONIRBEEFHRICBES N
% &9 HERE L ICE A <, BB A
BOENLDATH 72, Gorham KT, IEH



6. a b BETHEHALL > b7 Y ifG A BEO TR AT X 72, KB R,

Gorham %12 & 2 KEEEHh o 1 1

alb

JE g ST, D 1 kB 17 12 pamidronate $55-12 & B AKX LS % 0 5.

HEBAMEIEESNTVD T EATRIBEEINS.

Gorham #i1Z & 2 F IO T, WEEE
fToTHIMBOT Y b= TE LWV EFHMR
AHEAT L, FEEIIAMET LN E DS ifE 3 % & &
5 PO L U CREHAE, EAR
AR A — FFIR A V7 —T7 21 v OFENHAR
ThDVITHAGDETHIITIN T2, R
HERECEI LT Kai 5713, & 40~45 Gy O RS
HY) T, BRMOMEITIEE 5722 TR L, W
WEN/BOBPBEINI-LBRT0E, €
AR AR A — MEAHNZE LT Hammer 513 45
DN 9~11 W5 125 E L 72 Gorham % 12
%f L C pamidronate 30 mg % 3 2*H Z & I8
WREe5- U COERRIEIER L, BEmoMET S E 1L
L, 2R L THBBMOEITIZRD W20,
EARARA— MEF BT OWHERT D FHHO
ETZIHTELEWELTVE. A5 =T
0 ¥ QA MOV TE Shimizu 5Y7%, P4
12%82E L 72 Gorham #% (25T L C interferon-a %
42 H 1,500,000 units/1 vial Z 2 3 ¥ 4 A PN i3 5
L, HfL > b7 VB CHm L CHR LR T
FOFHESL L THBIL, HELELT 53

W ENF OB ERTE 2 LML Tw
%. Kuriyama 5713, 16 &ZMEDOMWIIZHEEL
7z Gorham J CTH. M %2 2 L 72 EFN K L T,
zoledronate D FEHRT%S5- & peg-interferon-2b @
BTG 217, 5% 7 »H TRAKRHEEL,
2 ARG L C O BB OMELT R IAK DT % 7D
LhozHEBIE, ZoWEDIIIINETO
3EPE T LOTBY, BHEHMEE Fi, ©
AKRAFA— VRA, £y =70, AT70
AR, ANV b=rplz3EIEICHAGDE
TR L 72305058 % 205, B isfaASHEAT L7261 b
ERLBSHY, BB DEL L0 LEDHE
WENRETH LN ERETE LV ERITWY
5. —HT, EIHEFTRBBIELLE ZAEER
DI L 7B b 43 B 5 Bl S hTs )Y,
BHEASHRERT L b H L. AR TR
HEDLEETHDLIEND, ZREOEEEE O
HBLZ el U CUHaRE A Z Sy, ¥ A%
Ak 4 — A OREIREK S % #IRL 72, Gor-
ham 123§ G RICOVTOHERL T A F
FTA Uiz, HEHRETA FIA4 20855
LEBEATIED D DES#12L, 10 mg/kg %

HA/NBIIEAVEF 2 SRR Vol 23, No. 2, 2014 393



Gorham %12 & 2 KEREs 5o 1 1

SHMT 4T IlHE Lz, BRI —4—
PG R 2 IR LRI LTl
RIRDD o To L EZ72H, ) v NEEO W)
Bl BEEEEON R, 7

KEE BB g I U iRm0
5 ¥ ARAR L — MUK GHOME TR L, B
PHBRGE LI BT 5 HH OB R S 7225,
Kiely 5% 13 IEE# KB BIKARELTH -
72 7B1D 9 B 3FNTH LT pamidronate %, 4
I LT zoledronate Z#5- L, 6 Bl THILWA
MAELZZERELTVDEIERND, EARAR
o= N RHNE G PINATCAE L 728k 2 R Tl
BREEHEL 2VWEEZOND.

TED

Gorham %12 X 2 K39t L <, Al
FREESEC L A ESE & ¥ A K A K R — FF O
B RIES-CTIEZ AT 5 7288, BAeENELN,
no7.

3k

1) Hammer F, Kenn W, Wesselmann U et al:
Gorham-Stout disease-Stabilization during
bisphosphonate treatment. ] Bone Miner Res
20 : 350-353, 2005.

2) Heffez L, Doku HC, Carter BL et al:
Perspectives on massive osteolysis : report of a

3)

4)

5)

6)

7)

8)

9)

10)

case and review of the literature. Oral Surg
Oral Med Oral Pathol 55 : 331-343, 1983.
Henrica M], Linden Z, Gerard JO et al: Massive
osteolysis (Gorham’ s disease)affecting the
femur. Acta Orthop Belg 72 : 261-268, 2007.
Hirayama T, Sabokbar A, Itonaga I et al:
Cellular and humoral mechanisms of osteoclast
formation and bone resorption in Gorham-Stout
disease. J Pathol 195 : 624-630, 2001.

Kai B, Ryan A, Munk PL et al: Gorham disease
of bone: three cases and review of radiological
features. Clin Radiol 61 : 1058-1064, 2006.

Kiely P, Ward K, Bellemore MC et al:
Bisphosphonate rescue in distraction
osteogenesis. ] Pediatr Orthop 27 : 467-471,
2007.

Kuriyama DK, McElligott SC, Glaser DW et al:
Treatment of Gorham-Stout disease with
zoledronic acid and interferon—a: A case report
and literature review. ] Pediatr Hematol Oncol
32 1 579-584, 2010.

Patel DV: Gorham’s disease or massive
osteolysis. Clin Med Res 3 : 65-74, 2005.
Ruggieri P, Montalti M, Angelini A et al:
Gorham-Stout disease: the experience of the
Rizzoli institute and review of the literature.
Skeletal Radiol 40 : 1391-1397, 2011.

Shimizu T, Sato K, Yoshida T et al: A case
report of Gorham-Stout syndrome remission. J
Orthop Sci 17 : 199-204, 2012.

Pathological Fracture in the Femur caused by Gorham Disease

Nobumasa Matsumura, M. D., et al.
Department of Orthopaedic Surgery, Yao Munincipal Hospital

We report the incidence of a difficult case of a pathological fracture in the femur in a 12-year-old
boy with Gorham disease that had been diagnosed at 5 years old. Gorham disease is extremely
rare and is characterised by progressive osteolysis due to angioma and/or lymphangioma invasion.
In our case diagnosis was confirmed histologically from biopsy specimens from the right calcaneus
absorbed due to lymphangioma. There is no recognised treatment. At 12 years old, the patient
suffered a femoral fracture. This was treated using Ilizarov external fixation together with
intravenous pamidronate. After 11 months, the external fixation was removed but bony union was

not achieved.
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