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Cystic mesothelioma is a rare benign tumor of the peritoneum characterized
bv multiple free and attached cysts of the abdominal or pelvic cavity. The

present study concerns a single 36-year-old female patient with cystic meso-
thelioma. Clinical, radiological and pathologie features are discussed.
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Introduction

Cystic mesothetioma (CM) is a rare benign tumor of
the peritoneumn characterized by muluple free and at-
tached cysts of the abdominal or petvic cavity. The tumor
was originally described by Plant [1}in 1928 as loose cysts
of the pelvis, incidentally discoversd during surgery for
utering leiomyomas.

In 1979, Mennemeyer and Smith {2} presented the first
wtrastructurally documented CM in a patient. Since then,
approximately 100 cases of CM have been described in
the literature. Exciuding one case report [3] the lesion has
been described exclusively in the abdomen. The excep-
fion is a 37-year-okd woman, described by Ball et al. [3], in
whom the CM originated from the plearal cavity. Tt had
ill the pathologic features (including immunohistochem-
istry and electron microscopy) of the peritoneal mesothe-
* hal lesions.

In the present report, the case of a 36-year-old female
patient with CM is described, and clinical, radiclogical
ud pathologic features are discussed.

Case Reaport

A healthy, 36-year-old woman, complaining of vague abdominal
pains and an increase in sbdominal girth, was refesred for an abdom-
inal examnination to the ultiasound department of Carme! Hospital,
Haifa. The medical history was unremarkable, excluding threc cesar-
;an sections. No intraperitoneal surgery bad been performed.

The ultrasound examination revealed multiple cystic structures
filling the eatire abdominal cavity as well as the pelvis. The cysts
were of variable sizes {fiz. 1). A computerized tomography (CT) sean
demoustrated the findings as well (fig. 2); however, the sepiations, so
clearly seen by ultrasound, were Iess prominent with this imaging
procedure.

Abdarinal surgery was performed, and the omentum was found
to contain multiple cystic structures (fig. 3). The round, grape-like
locules tanged from 0.5 to 5cm in diameter and revealed a thin,
transiucent, pink-to-white wall, containing serous to sergsanguineous
fluid. All eystic structures, which measured 23 x 20 x 7 cm, were
excised, No mucocele was found in the appendix, and no mucinous
cystadenocarcinoma could be detected either in the appendix or in
the ovaries,

Follow-Up

“Two months after surgery a first follow=up ultrasownd examina-
tion was negative. A second ultrasound, performed 6 months after
surgery, was also normal. However, in the third altrasound examina-
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Fig, 1. Longitudina ultrasound scan throueh the rght upper
abdomen. Several cysts are jdentified between the liver (1) and the,
kidney (K).

Fig. 2. CT scan through lower abdomen, The whide shdominal

mwty 15 filled with the lesion (CM). The seplations heiween the cysts |

are less prominent compared s the witrasound scan (itg.
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non, perfommed abowt @ year after sungery, 2 number of cysts could be
tdentified in the pelvis {fig. 4), as well 25 betwoen the nght kiduey and
the Hver {(Morsson’s pouchy, and between the left Lidney and the
splecn, These Tmdiogs suggest recioance of the T,

Microscopic Firdings
The lesions were composed of multiple cysis of different gizes .l,cp—
arated by vanahle amoents of stroma (6. 31 Flai wo caboidal mese-

tivelzal cells lined the lncules, and foct of squaiius metaplagia were
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7 cut).
multiseptated cystae mass in the pelvis deecred by lire
Csound ebout & yoar after surgery.

Fig. 3. The exinsed muliicystie omental mass (23 = 20 »
Fig. 4. 4

seen. The Ghrolastic surmm showed ars of chronic mlammaiosy
mfiltration, old and fresh hm;\;mhages and fibrin depasition (bg. £

Immunostaining for eviokeratin revealod Strong pesitvity mthﬂ'
the cells ling the cysds, and eleciton-tiierossapic examination ot
the pyat-Dining cells revealed long,. thin microvilll on ther fumisdl
surface and numerous lateral desmosomes which formed coan®
vions amongthe eclls, A hasal lanaing separgted the mesol belal vl
fronm the subiacenl stroma,
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Fig. 5. Multicystic mesothelioma compuesed of numerous meso-
thelial hinasd cysts embedded i g Hhrovazeuiar stroma. Hematoxylin-
cosin. ¥ 25,

Fig. 6. Fihroblastio steonte sbownng arcas of chronie inflammane-
ry mbftration, old and fresh hemorrhuges and Nbrin doposition,
Hematoxylin-gmin, = 135,

Discussion

CM 15 a rare tamor, occutTing mest commoely in
women of reproductive age, with a 5:1 female-to-male
ratio. The average age in females is 38 vears, with a range
between 20 and 73 years [4), while for men, the average
age is 41,5 years {5]. CM has been descnibed in children as
well [4, 6] and even in a newbom {7]. Latciv [8] acascola
benign CM has been described in a 79-vear-old women.

The tumor ¢can be intra- or retroperitoneal, the latier
Being verv uncommon and considered potentially malip-
hant, A cystic retroperitoncal perinephric mesothelioma

was described by Furota et al. [9]. A 7-vear-old mam,
complaining of discomfort in the right flank, was exam-
ined. CT revealed, in the right retroperitoneal space, mul-
tiple cystic masses which infilirared the kidney and the
peozas muscles. The patient was operated; the total mass
wias 16 = 10 x 8om in size and 630 g in weight, The
histological diagnosis was diffuse benign mudticystic me-
sothelioma, Another patient with CM of the retroperito-
neum is also presented by Li et al, (10

In descrihing 3 patients with CM, O'Neil et al, ]11]
concluded that CM of the peritoneum has a nonspecific
mulnlacular cvstic appearance on tmages, which does noi
permil it to be differentiated From other eystic lesions,

The main differential diagrosis of CM is lvmphangio-
ma. In fact, it is assumed that many cases, reporied in the
past as CM, were actually lvmphangiomas. Sub and Choi
[12] presented a 53-year-old woman who had abdominai
pain and palpable mass. On operaion the mass invaded
the perituneum in the region of the appendix, Electron-
microscopic examinaten confirmed that the cells were
mesothelial in origin. The duthors discuss that lesions of
CM can mimic cystic lvmphangionia of the abdomen.

Pseudomyxoma periiong 15 avother lesion Jhat rmght
mimic CM. This i3 a rarc lesion onginating from a rup
tured muocinous wmar of the appendix or psendomuci-
noys ovarian cvst, These two Lmors coexist aol uncam-
memiv {13]. The ruptere causes secding of the omentum
and the peritoneum with mucinous implants. Sonography
and CT examinations can demonstrate multdocalar cysts
which are difficult 1o be distingushed from CM.

M a case report of CM pubiishec By Hasan and Sinclair
[8], the CT examination showed aloification within the
mass. In that pariicular case, the focaton of the mass and
the existence of caleification rased 4 ditferential dagno-
5is between adrensl carcinoma and teratoma.

Other posaibilitics i the dilferential diagnosis list
should include ¢vstiv mesonephric remnants and epithe-
lial inclugion cysts [14].

Occasionally extravvarian peritoneal implants of se-
rous borderine tomors of the ovary may mimie CM. 20-
465 of serous borderline twnors ave assoctated with such
implants.

In most cases the peritoneum s studded wirh multiple
nodules. However, on ogcasion, pentoncal cysts can be
swen [ 13] especially on the broad ligament surface.

These extrapvarian borderline serous tumors shouid be
differentiated from primary peritoneal serous epithelial
lesions that arise from the peritoneal mesothelium, The
primary peritoncal tuntors are usually of smali size (few
millimeters in diameter [(6]} and are uniikely 1o be con-
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Surgery is congidered to be the treatment of choice for
CM. However, Hanukogtu et al. [6] craphasize (he impos-
tance of a conservative approach to this lesion in child-
hood. They deseribed an [ l-year-old bay in whom a
benign CM occupied the entire peritoneal cavity,

Benson and Williams [ 1 7] presented 4 patient m whom
scveral unsyccessiul attempts of surgical reseclion had
been performed. The patien! subsequently underwent a
combination of conservative surgical resection and sclero-
sive therapy with tetracycline. No recurrence was noticed
during g 4-year period of follow-up.

Hidvegi et 21, [18] described a 25-year-old woman with
an S-year himtory of 5 operations because of recurrent
[umor.

Iversen et al. [19] reported a 27-vear-old woman wha
had been operared on for mulicystic benign mesothelio-
ma, with {ree-floating, thin-walled cysis in the abdominal
cavity. After removal of all visible eysis by laparotomy,
the patieni was well for 29 vears, at which time she
required an operation for cholegystitis and gallbladder
stongs, During the operation, the whode perftoneum was
found 1w be covered with small cysts, lined by mesohehal
cells. The authors discuss whelher such s lesion 15 a hentgn
tumaor or should rather be otherwise classified.

N consisient etiolopic factor for CM has been found
{20, 21], but the high rare of these lesions in women has
inspired speculation that one of the risk factors of CM 13
endometriosis [22]. The assumption 15 thar peritoneal irri-
1ation plays an important rofe in the development of the
lesion, Others {4] consider CM as a hamartomatous lesion
due 1o an shnormal development of the peritoneal laver.
Villaschi et al {23) described 3 women wiath CM who had
previons abdeminal surgery. The anthors suggest that an
earlicr laparolomy may be a precursor 1o CM.L

This theory has been rejected by Weiss and Tavassoli
[14]. They published a series of 37 cases with multicystic
megsothelioma. Very few patients in their study had pre-
vious surgery, and no one had proven abdomnal infec-
tion. Out of 25 patients, who were foljowed up, 2 had died
because of the wmor. Due to that faci the authors consid-
er UM as a neoplastic lesion,

Ball et al. [3] consider the lesion as a reactive process.
The assumption is based on the fact that in their case of
M there was continuity of the lesion with normal sur-
rounding mesotheltum, Another suggested factor for M
is ubdominal traurna [24],

Unlike malignamt mesothelioma, there is no known
association between the benign CM and asbesios gxpo
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sure. Mevertheless, the patient reported by Ball et al, {3
{having CM of the pleural cavny) had been exposed 1,
agheslos 20 years prior to the disgnosis. Kjcllevold g g
{25] had a case of peritoneal CM with a past history of
ashesius exposure,

Climieal Preseuwiarion

The svmptoms of the disease are usually abdomina
disconifort and pam, increase wm abdominal gicth o
symptems related 1o local pressure on certan organs {2, 6,
91, Other manifestatons include early satiety, wrinary
urgency and (requency. and dvspareunia [11], Ob physi
cal examination, a temder mass or a vague pelvic fullness
may be palpated {11, 2V ).

CM mav mimic other acute abdominal conditions, e
in a 40-vear-old woman with signs of acute appendicitis,
described by Betta ot al. {26].

Radivloygical Findings

A large multicvaric mass may bo seen on ultrasound or
T of the abdomen. done for evaluation of a tender lower
abdominal mass (5. 7, 27). On wltrasound, the ovsts are
uniformtby anechoie and without calaification. A sinle
wase report deseribing a culeification in a case of CM has
been atready mentioned kefore (8]

Magnetic resonance waging nuo add glaniy in deter-
mining the position of the mass relative w the bowel, bul
il 1% no mpre senstvg for lesion detection than CT. Mag:
netic resonance unaging signal characteristics of the Mo
it the mass can belp in exclutding the presence of fat or
hemorchage {111

FPathologie Findings

Three well-characterized types of mesotheliomas have
heen reported in the periloneum: adenomatoid tumors
{henign mesothelioma), CM and malignant tubulapaplls-
™ mesotheliomas [7¢, 28] The common adenomatoid
tumars are small asymptomatic lesions, found ingidental
Iy a1 laparotomy. They appear primarily in the epididy
mis and in the wierus or fallepian tubes, Palacios et ab
129] presenied 2 38-vear-uld woman with cvstic adenomas
toid tumors of the uterus that histologically, immunchis
iochemically and ultrastructurally closely resemble those
of henign CM,

Malignam mesotheliomas are highly lethal temors tht
ocewr predominantly in men {30, They have been eausal-
v related 10 asbestos exposure.

Histopathologically, the cysis o7 benign mesotheliom?
are lined with a single laver of benign mesothelial celis:
separated by loose connective tissue, They have & “hob-

—_ N

— —

e ——

206

BarzilaiRoismandovacs' Groasman

Cystic Mesothelioma of the Pegitonesm



) e ewaren appearance {31]. Electron microsco-
p shows cystic spaces, lined by cuboadal or flattened cells

with numerous microvilli and weli-formed desmosomal
jnmctinm

Treatment

Treatment of benign eystic mesothelioma 1s by surgical
resection, Complete resection should be performed, and
recurrences should be treated with repeated surgery.

T —

However, iz childbood a conservative approach has been
suggested [3].

The prognosis of CM is good. However, Weiss and
Tavassoli [14] found either adenomatoid change or squa-
mous metaplasia in about one third of their 37 patients
with CM. In their series they had two deaths related to the
lesion, In one case traosilion to conventional mesothelio-
ma was found, Morbidity is related to local spread and
recurtence and is ateributed to local spread of the lesion.
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