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A CASE OF PAPILLARY CYSTADENOMA OF EPIDIDYMIS
WITH CHIEF COMPLAINT OF MALE INFERTILITY
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A 24-year-old man whose chief complaint was male infertility for 3 years was referred to our clinic.

Round noduli approximately 2 cm in diameter were observed both in the left epididymis-head

and the right para-epididymal head. These tumors were removed and they were confirmed

to be papillary cystadenoma histopathologically.

Only 6 cases of papillary cystadenoma including our case were collected in Japan.

Pathologic lesions of this disease associated with Lindau’s disease were also discussed.
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1) Mm¥HE : KBk 487 x10¢/mm?, M FE
154g/dl ~= b+ 27V » +45.0%, HMmEk 8,200/mms?,
[i/R 32 x 104/mm®*,

2) AEfbFERE BEAR73g/dl, 7A7 1 v 48g/
dl, A/G 1.92, LDH 116 IU, GOT 11 KU, y-GTP
16 1U, ALP 8.1 KAU, ZTT 4.7U, TTT 08U,
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LH-RH test; Plasma LH increases above the normal range after

B. Plasma FSH also increases above the normal range after injection

of LH-RH

T-Bili 0.9 mg/dl, D-Bili 0.3 mg/dl, ChE 0.71 pH,
T-Chol 135mg/dl, TG 66 mg/dl, Na 142mEq/l,
K 4.3 mEg/l, Cl 105 mEq/l, Ca 9.3 mg/dl, P 2.9
mg/dl, BUN 12mg/dl, 7 v 7% = 0.9mg/dl,
RE: 5.1 mg/dl, 7 : 5 —+ 708U, 8-V KEH 290
mg/dl, Acid-P 3.9KAU, PSP : 29.5% (155),
89.5% (120%).

3) FR##E:&A () ¥ () WEEW

4) R—BHIER X OSSR Bk

5) WA WFAHE : FSH 16 mIU/ml, LH 17
mIU/ml, =X } Z3— 39pg/ml, r35 75
v 17ng/ml, 72+ AFav 7.0ng/ml, LH-RH
A : LH, FSH & d@ikKExxrL7 (Fig.
1.A, B.)

6) FEWERE - KR 2.6 ml, F§TFH 0/mm?, ¥
R AR

7) fE 110/60 mmHg

8) MMRXAR : BHEALL., OHBR : EF. BHEER
T ABFRSMICEES 2cm 0By B
7o (Fig. 2). REFR : E¥. Bhk &Y BT
iz mMAeEER R0k (Fig. 3). JAH CT; SRR
e, ABOHRMEN, IEOMANIEILERD
(Fig. 4).

L EoPr R & b WAIEISEAER A 5E, 198244 A
13 B EHERREY T o T R S U IE A i fh i, B gt
I URBEREB S L T L e, & OROBERIELY

Tk, A ELRBERISPPHELTVA, BEo
BEEEIIRD I -k (Fig. 5).

FMTR  AREHCBRCH - T2y E, B
BERRTBH LA, BIEAENCE L THEC
BLIAHELE OREDK WRHEEAOE - EEY R
fo. GRS LBHMC AT CREETH v fcicd, BY
LEIBHO—HETEEE L. ERER b RE0 96
PEE, BEASYEHLCL A, BISHAEBIS
e i CRHEBERO BB B B WBREER
Bicted, RS ED THRLA. MABRIRERST
3507:.

HHER : YL BT 5 BY THER TR
RIEE T, K& IAFEIZAER 2.5x2.0x1.5cm,
EHZ 24x20x14cm Thote. SE-Thi
B GEaOREROMG & ANEEZED cyst OFf
GHB D, WHEBEWLHELE L Tk, #5T
WM #E7- 2hT i (Fig. 6 A, B).

REMEGEMIR  BEERRILE & FoREA
DIFEROBENR Sh, —RIRMEFBELR D4
Shite, BERLEBAR 2 = FERE IR T
b, REXHET? EERML, —BRELEYE
CHEBEH LV ERTHAR LRI YRS (Fig. 7).
MlEEC B B, BHREET L0
b (Fig. 8), B3I H 5 it PR CRBEMHC ZL
<, PR HL v Sh, BFEED
CARKES Bdbhtc. BEo PR XD papillary
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Fig. 2. Intravenous pyelography shows round

mass in the middle portion of the
right kidney

Fig. 3. Renal arteriography shows an angioma
in the right lower pole

Fig. 4. Enhanced CT scan demonstrates calcification of
the pancreas head and polycystic lesion of the
pancreas. Cystic lesions are seen in bilateral
kidneys

cystadenoma & ZHrX .

BN TIHRBHE OEEE R FLLIEEL TR D
Bt BRMRemd L, Brale BTrasse
WWRAL, Sertoli MIFADHAD A BAA. Leydig Ml
e g s 484 L T\~ 7o (Fig. 9).

% 2
1. FeHUE RIS RS T 2 B E hieiiid

T, AR TIEIERHF S 200061, EESH2 H 128 4,
ALY 5145 B, A SO 25166 B, T Tk
59 23167 Bl E LG LA L TW5. bhubhil, i
i B DRI R LR DME 23061 & BERGIA Iz 7 191
Bila 5 L7z (Table 1).
RIS 14800 (77.5% ), EHEIERX4361 (22.5
%) THYH, TOHhIIF.5: 1 Thot. KhTH
adenomatoid tumor 2381 (42.4%) &b -E 3
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Fig. 5. Seminal vesiculography shows normal appearance
and no disturbance of the semen transportation

Fig. 6 A. Gross photograph of the noduli from the left epididymis head and the right
para-cpididymal head
B. Gross photograph of longitudinal section of each nodule
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Fig. 7. Cysts are filled with colloidal material. The epithelium is
flattened and papillae are lined with cuboidal cells. Hemato-

xylin and eosin. x40
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Fig. 8. Glandlike spaces are li;led by cuboidal cells with clear
cytoplasm. Hematoxylin and eosin. %230
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Fig. 9. Spermatogenesis is rare and most of the seminiferous tubules
are lined with Sertoli cells. The basement membranes of the
tubules thicken and hyalinize. The Leydig cells are increased

in number. Hematoxylin and eosin. X200
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Table 1.
tumors in Japan
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Histological classification of primary epididymal

(191 cases)

Benign tumor 148 cases Malignant tumor 43 cases
Adenomatoid tumor 81 Sarcoma 17
Leiomyoma 44 Rhabdomyosarcoma 7
Papillary cystadenoma 6 Reticulum cell sarcoma 4
Rhabdomyoma 3 Leiomyosarcoma 2
Hemangioma 3 Spindle cell sarcoma 1
Lymphangioma 2 Round cell sarcoma 1
Methothelioma 2 Unclear 2
Angioleiomyoma 1 Adenocarcinoma 14
Teratoma 1 Seminoma 4
Papilloma 1 Lymphoma 4
Fibromyoma 1 Mesothelioma 2
Fibroma 1 Teratoma 1
Granular cell schwannoma 1 Papillary cystadenocarcinoma 1

Table 2. Papillary cystadenoma of epididymis in Japan

No. $REEEE HEE &8 B o * 5 AEIZH mw K X & & " £
196 RE-Er 0 WAE R A BEAEE mEuex Gooeg XX azoospermia
Papilla = 5 1FHt)
2 9% RE-GH M4 WM E EA BEAEE cystadeoma EEAmE S5 iy
DEE i ~ EYEF R
N - Papilay mgamm AH2Xx2X1.5 A
3 1976 #BH-EH 39 W @ 8 £ 4 PRENEE tad 5 i . azoospermia
H %;iauenoma w ﬁ ZEZXZXLO permi
_ _ A1.5X1.5X1.0
s v xmear 2z BDEHZL pmame B, P mams ZRZ0C0 meemrwsl
0.6X0.5X0.5
S h azoospermia
5 1982 hE-EH M £ B B A BTAL DATC ERBH £1.8X1.2X1.0 RESREGL
IVPER
azoospermia
= = %£2.4X2.0X1.4 REERESL
£ Bl B A = BI® A B =
6 1983 BB A6 24 2 5 WFAEE EEHH AFREAEE SRR BNEE
AERRARS TE oo 35X2.0X1.5 BRAERE
it BRAERE
No.1~3 % CIdRIRRE
%<, DWTEEHEI 4461 (23.0%) EWEHETRRE 3. BRIRSIE 1) RAEFE  BORAIOTIRIE~ST

HEIBHIEED 3 50 2% 5D T 5.

papillary cystadenoma {370 Th FhDTEh
T, 19564 Sherrick® 2380 CTHE L TR, Bk
THA0BEIP, AIBTREA® o 34, XHEY O 14,
FEFOD | Gk s b 0HTHRAEEFIE EBbh
% (Table 2).

2. RAERE RAFEIL Mesonephros 5%\ %
Mesonephric duct (Wolffian duct) b EE% 5
AN BiEd GRS efferent duct X h S L,
TRNIE T EIESR /LT cyst RT3 &
ERTWBI. 2L, BIRABF O THE—D L
BOB#ER->TwBLD0TLHBP.

F/:, FERX Lindau Kk 4T3 &2 s
W, —ffico Hamartoma & $Ex HRTV5D,

B, R TEERAIE 6% T 6 fiic o3 T22~445%
OECRELTH Y, BHEBCRET 2@\ A HE-
vz b,

2) RAEBN  FEXTSCRIRAET L 0 FET
B0, Ao 1 HI® XAEFHRTC BRI TIIAEFEE
BB 138D b, BEAIZ OB R b R
ENED DR T B,

RIRAE R 2l b DI, BRRBI TS S &b
RT3, FIB T 6 Bl 4 B L EEFNT AT e
LEBEL LS.

3) HER: & ERBENOEER L OTRBRYFL
B0, ZEALRBERNOMEBEER oMM X hF
215, FEFAZFEOORES & EEkC RIERERC
REMACTEST, BHERELEFE LTEEEL, il
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Table 3. Pathologic lesions described in Lindau’s disease

Structure Lesion
1) Cerebellum Hemangioblastoma
Ependymoma
2) Medulla oblongata Hemangioblastoma

3) Spinal cord

4)
5)

Retina
Kidney

o
=~

Pancreas

7

=

Epididymis

8) Liver

9
10)
1)

=

Spleen
Lung
Adrenal cortex

12) Adrenal medulla

=

and
Sympathetic chain
13) Cerebral cortex
14)

15)

Meninges
Bones

16)
17)

Bladder
Skin and mucosa
18) Omentum

19) Mesocolon

Hemangioblastoma
Syringomyelia
Hemangioblastoma
Cyst

Renal cell carcinoma (hypernephroma)
Fibroma of medulla
Capillary angioma
Adenoma
Hemangioblastoma
Cyst

Papillary cystadenoma
Hemangioblastoma
Cyst

Tumor (hypernephroid)
Adenoma

Cyst

Adenoma

Angioma

Angioma

Cyst

Adenoma

Hynerplasia

Cyst
Pheochromocytoma
Paraganglioma
Hemangioblastoma
Meningioma

Cyst

Anomalies of diploic vessels
Hemangioma
Hemangioblastoma
Nevus (pigmented or vascular)
Cafe au lait spots
Cyst

Cyst

Zh LUFHECES 2RO T 5.

¥7, A 6T 4 I E\BBEFE,ZEDON, |
AIRENAESERTES D 5 W EZBTFEP O FER
Cieh53LELLND.

BEfITYh, HRUISERIEAFEROER SO
8L b, EREERCE ClelBgic X hEAERYR:
LB TFEMNB o ShilctEx i, Lirl, BA
DL TIEMIBD DRI, BT EERC
RTFACIEEL B b, BTHRERRML, Sertoli 1
Jak Leydig fifaoif4En s bhte. LH-RH £
mstEecd LH, FSH & 3BARIEERL, —wki:
PERBSEEIE FREDE Th » Foicd, B 5 AEEER

FELELT, —hkEREEETECmRAEIEA
papillary cystadenoma B, &PFLIcDTikie
Wi EE e

4) ABHE  KfED & PFIE & LTL cerebellar
hemangioma, Hippel-Lindau EF2, HHEHOTH
D, BKBIDK 50 L /BT B Evbh®, Fi
Lindau RIRORLE L BELXL LR T 5.

A TIL4S ¥ T 1Flic Lindau KD FL% 7

NTWBEM®, HREATH, HMEEEEY, BBk

Lindau KK DKL (Table 3)® 5%, ElEALD
papillary cystadenoma Qg ic BiEtE, B,
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BERy ZEDBbh, IOMibBERYEL TR,
Lindau EFHH < Fb iz,

5) HERIOTFH BEELCREIEE D
EEEEAAEEY 5D TWBY. BIRER KER
ERE, HECHMBIR SOEFHTR, FRnE
PERL, EHEREOENEELRHNLIE b iE
BRI L5 RESH CRERE L1 > L CFHAS %L T,
TELARGEEOAHEHTAO0ELEEL D, T,
Lindau K& DABHED SO T, SBCAND L
E2b B, iok, RETBAOHETFHEEN LI
B, NMECATDEAIE Z fndoinh o .

BUED & C ABRE LUEMIOBRELAS L b
WS, BBR#IO X 5k Lindau KRN R s B4
L renal cell carcinoma DOEBHHCEEL, EHE:
PRBEENBEEEZ 5.

pi=1 CI=)

TErEHEL, Bl BOEFE:BERY LD
s\~ Lindau EFHEM LI -HEAIBIZES papillary
cystadenoma o 1 fIx B LD T, TOREHE,
RAERE, BREFHC WL TETOXRMEELINL
7o,
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