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PARATESTICULAR LEIOMYOSARCOMA 

  WITH ELEVATED SERUM BASIC 

 FETOPROTEIN  : A CASE REPORT

Kazuo Gohji, Yasuhiko Oka, Akihiro Higuchi,

Koichi Ueno and Akio Fujii

From the Department of Urology,  Hyogo Medical Center for Adults, Akashi Hyogo, Japan

   A case of paratesticular leiomyosarcoma associated with elevated serum basic  fetoprotein level 
is reported. 

   A 45-year-old male visited our hospital with a 6-month history of a painless left scrotal mass. 
High orchiectomy was performed under the diagnosis of left testicular tumor. Macroscopic and 
microscopic examination of the resected tumor demonstrated it to be paratesticular leiomyosarcoma. 
The value of serum basic fetoprotein, which is a newly identified oncofetal protein and useful as 
a tumor marker in some kinds of malignant neoplasm, was elevated before therapy, and its fluctua-
tion was correlated with his clinical course. In spite of chemotherapy and resection of metastatic 
lesions in the lung, his condition gradually deteriorated with increasing serum basic  fetoprotein 
level, and he died with carcinomatosis 2 years and 6 months after his admission. We suggest that 
basic fetoprotein is a useful tumor marker in this disease. 

                                                  (Acta Urol. Jpn. 39: 869-872, 1993) 
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        INTRODUCTION 

  Of the 90% of intrascrotal non-testicular 
tumors which originate from the spermatic 

 cordo, 70% are benign and 30% are ma-
lignant. Paratesticular leiomyosarcoma is 
a very rare malignant condition, for which 
there is no useful tumor marker. On the 
other hand, basic fetoprotein (BFP), an 
oncofetal protein, is useful as a tumor 
marker in some types of malignant 

 tumors2). We report herein a case of 
paratesticular leiomyosarcoma with elevated 
serum BFP, and discuss the utility of BFP 
as a tumor marker in this case. 

        CASE REPORT 

 A 45-year-old male was admitted to our 
hospital on August 18, 1987 with a painless 
left scrotal mass swelling which had per-
sisted for 6 months. Physical examination 
revealed a firm mass about  5.0  cm in 
diameter in the left scrotum. Laboratory 
data revealed significant elevation of 
serum BFP (514 ng/ml, normal range, <75 
ng/ml), while the levels of a-fetoprotein 
(AFP),  a-human chorionic gonadotropin

 (/3-hCG), and lactate dehydrogenase 
(LDH) were within normal limits. Ultra-
sonography of the scrotal contents revealed 
a hypoechogenic mass containing a small 
hyperechogenic area with unclear border-
line and the testes. 

  Chest X-ray demonstrated a few meta-
static nodules in the bilateral lungs.  Com-

puterized tomography revealed no swelling 
of the retroperitoneal lymph nodes. High 
orchiectomy of the left testis was perfor-
med under the diagnosis of left testicular 
tumor. Macroscopically, a firm white 
tumor was observed. The tumor measured 

 12  x  7  x  6  cm, weighed  350  g, and was encap-
sulated by a hard white capsule. Micro-
scopic examination revealed the firm fibr-
ous capsule located between the tumor and 
testes and epididymis, and spindle-shaped 
tumor cells containing bizarre multinu-
cleated forms with the nucleus (Fig. 1). 
Mitotic figures were frequent, with an aver-
age of 6 per high power field. The tumor 
was diagnosed as paratesticular  leiomyo-
sarcoma, but because it was so large its 
origin could not be ascertained. Post-
operatively, multiple lung metastases were
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observed.Althoughonecourseofanti-neo-

plasticchemotherapy(actinomycin-D;l

mg/m2,dayL,vincristine;lmg/m2,day

l.,vP-16;loomg/m2,dayl-3.,ifospha-

mide;lg/m2,dayl-3。,bleomycin;lomg/

body,dayl-3andcisplatin;loomg/m2,

day4)wasadministeredforthelungme-

tastasis,theresponsewaspoor,Therefore,

lungmetastaticnoduleswereresected;the

histologyoftheresectedtumorswassimi-

1artothatoftheIefttesticulartumor.

TheserumBFPleveldecreasedafter

orch五ectomyandresectionofthelungmeta-

staticnodules。Althoughthepatientwas

dischargedfromthehospitalinagood

condition,lungmetastasiswasobserved14

monthsafterorchiectomy.Therefore,two

coursesofanotheranti-neoplasticchemo-

therapy(methotrexate20mg/m2,dayL,

vincristine;o.6mg/m2,dayl。,cyclophos-

phamide;500mg/m2,dayl.,adriamycin;

20mg/m2,dayL,bleomycin;30mg/body,

daylandcisplatin;50mg/m2,day2)was

administered,theeffectwasalsopoor.

Hisconditiongraduallydeterioratedand

Fig.L
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Fig.2.Clinicalcourseofparatesticularleiomyosarcoma.Serumbasicfetoprotein(BFP)
wassignificantlyelevatedatadmission(514ng/ml;normalrange,<75ng/ml).
Thevaluewasdecreasedafterorchiectomyandafterresectionoflungmetastatic
tumors,butthevalueincreasedwithrecurrenceofthedisease.Thepatientdied
aftersystemicmetastaseswithsignificantlyelevatedlevelofserumBFPwere
noted.Theva且ueofserumBFPwaswellcorrelatedwithclinicalcourseinthis

patient.1)ActinomycinD;lmg/m2andvincristin;lmg/m2wasadministered

atday1,VP-16;100mg/m2,ifosphamide;19/m2,andbleomycin;10mg/body

wasadministeredatdayl-3andthencisplatin;100mg/m2wasadministeredat

day4.2)Methotrexate;20mg/m2,vincristin;0.6mg/m2,cyclophosphamide;500

mg/m2,adriamycin;20mg/m2andbleomycin;30mg/bodywasadministeredat

day1,andthencisplatin;50mg/m2wasadministeredatday2
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myosarcoma3).Inourcase,as6mitotic

figuresperhigh-powerfieldandlarge

bizarrenucleiwereobserved,thetumor

wasthoughttobemalignant.

Recently,RussoetaLanalyzedtheclini-

calfeaturesin43patientswithgenitouri-

narysarcomatreatedatMemorialSloan-

KetteringCancerCenter(MSKCC)using

theMSKCCsarcomastagingsystem,which

isbasedontumorstage,grade,size,and

depth,andpresenceorabsenceof,me-

tastasis4).Theyfoundthathighgrade,

advanced-stagetumor,sizegreaterthan5.O

cm,andmetastaticsarcomawereunfavor-

ablefactors.Ontheotherhand,favora-

blefactorsassociatedwithsignificantly

increasedsurvivalweresizelessthan5.O

cm,,lowhistologicalgrade,paratesticularor

bladdertumorsite,andcompletesurgical

resection.Moreover,theyfoundthat

chemotherapywasnoteffectiveinadvanced

stageleiomyosarcoma・Inourcase,asthe

tumorceHsshowedfrequentmitosisand

largebizarrenuclei,thetumorwasclassi一

丘edashighgrade,andthetumorwas

Iargerthan5.Ocm.Cytotoxicchemotherapy

WaSnOteffreCtiVeinOUrCaSe.

Inconsiderationofseveralreports,in

whichinvestigatorsmentionedthatcyto-

toxicchemotherapywasnotcffTectiveforthe

high-stagedisease4,5),weperformedresec-

tionofthemetastaticnodulesinbilateraI

lungsinourpatientafteronecourseof

chemotherapy,andhlsconditiontemporar-

ilyimproved.Hewasdischargedwith

decr
,easingserumBFPlevel,buthedied

withcarcinomatosis30monthsafterthe

firstadmission,priortowhichlevelof

serumBFPhadincreased。

BFPisanoncofetalproteinfirstdetected

byM.Ishiieta12).Thisproteinhasa

molecularweightoflOO,000andisoelectric

pointof9.32)、Inpatientswithcertain

typesofmalignanttumors,thevalueof サ
serumBFPiselevated2・6).Amongpatlents

withurogenitalmalignantdiseases7・8),the

valueiselevatedin71%ofthosewith

seminomaand47%ofthosewithrenaI

cellcarcinoma.Inourcase,thevaluesof

commontumormarkersintesticular

tumor,suchasAFP,β 一hCGandLDH,

werew1thinthenormallimlts.SerumBFP

valuewassignificantlyelevatedinourcase,

andthevaluedecreasedwithtreatment

andincreasedw三threcurrenceofthe

disease.These丘ndingsdemonstratethat

BFPisapotentiallyusefulmarkerinthis

case(paratesticularleiomyosarcome).

Duetothcsmallnumberofcases

reviewedtodate,no且rmconclus玉onscan

bedrawnregardingtherapyandprognosis.

Wethinkthatfurtheranalysisofmany

casesinnecessarytounderstandthebiology

ofparatesticularIeiomyosarcomaandto

establishamoreeffectivetherapyforthis

tumor・Moreover,wesuggestthatserum

BFPisausefultumormarkerinthis

disease.
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和文抄録

血 清BasicFetoproteinが 高 値 を呈 した傍精巣 平 滑筋 肉腫 の1例

兵庫県立成人病センター泌尿器科(部 長;藤 井昭男)

郷司 和男,岡 泰彦,樋 口 彰宏

上野 康 一,藤 井 昭男

血清basicfetoproteinが 高値を呈した傍精巣平

滑筋腫の1例 を報告する.

患者は45歳 男性で6ヵ 月前より左陰嚢内容の無痛性

腫大を自覚し当科を受診した.

左精巣腫瘍 の診断の下に左高位除聖術が施行され

た.肉 眼的および病理組織学的所見より摘除腫瘍は傍

精巣平滑筋肉腫であった.血 清basicfetoproteinは

新 しく同定された胎児性蛋白で,あ る種の悪性腫瘍で

高値 を示 す.自 験 例 で は術 前血 清basicfetoproteln

が 高値 を示 し,そ の値 は患 者 の病 状 と よ く相 関 した.

化学 療 法 お よび,肺 転移 巣 切 除 に もか か わ らず 患 者 の

全 身状 態 が 悪 化 す る と と もに 血 清baslcfetoprotein

値 は上 昇 し,患 者 は入 院 後2年6ヵ 月 目に 癌死 した.

血 清basicfetoproteinは 自験 例 で は有 用 な腫 瘍 マ ー

カー で あ る と思 われ た.

(泌 尿 紀 要39:869-872,1993)




