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Benign Multi-Cystic Peritoneal Mesothelioma: A
Case Report
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ABSTRACT

Benign multicystic peritoneal mesothelioma (BMPM) is a rare disorder that occurs
predominantly in reproductive-aged women. A 42-year-old male referred to our
emergency department in Mousavi Hospital of Zanjan University, suffering from
diffuse abdominal pain. He mentioned a history of operation two years ago, during
which cystic tumors had been removed from his abdomen.

A cytoreductive surgery was performed. The pathologic study confirmed the diagno-
sis of BMPM and immunohistochemical analysis verified the negative expression of
CD34 marker and positive expression of calretinine in the cyst lining. Preoperative
diagnosis of BMPM is difficult and definitive diagnosis requires histological evalu-
ation of the specimen. Due to the rarity of BMPM, the need for familiarity with this

benign but aggressive tumor is felt.
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INTRODUCTION:

he incidence of BMPM (also known as mul-

ti-locular peritoneal inclusion cyst) is approx-

imately one per 1,000,000 and it comprises
roughly one-fifth to one-third of all mesotheliomas'.
This lesion often presents with abdominal pain, pal-
pable mass, or both. Mesothelioma is a neoplasm that
originates from the cells lining the pleura, pericardium
or peritoneum. The tumor is composed of spindle cells
or fibrous tissue, which may enclose gland-like spaces
lined by cuboidal cells®. This lesion frequently occurs
in women during their reproductive years and is com-
mon in patients with a history of previous abdominal
surgery, pelvic inflammatory disease and endometri-
osis’. However, there have been some reports of this

disease in men and children.

Case Presentation

In March 2017, a 42-year-old male was admitted to the
emergency department in Mousavi Hospital complain-
ing of diffuse abdominal pain (with no radiation) and

mild weight loss. There were no other associated symp-
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toms. The patient mentioned a history of an appendec-
tomy six years ago and a midline laparotomy two years
later. During the latter operation cystic masses had
been removed and omentectomy had been performed.
For the past two years, the patient had suffered from
chronic abdominal pain. On physical examination, vi-
tal signs were normal (except mild tachycardia). Ab-
dominal distention and scars secondary to his previous
surgeries were noticeable. A painful mass was palpat-
ed in the lower abdomen. Ultrasonography revealed
the presence of numerous cystic lesions in the abdo-
men and pelvic cavity with different sizes and mixed
echo. These lesions were spongiform. Spiral C.T scan
also confirmed the sonographic findings (Fig.1). A cy-
toreductive surgery (R1 resection) was performed and
multiple cysts with varying sizes between 2 and 200
mm were removed without resection of solid organs
and bowels (Fig.2). We sent specimens to the pathol-
ogy laboratory. The immunohistochemical analysis
documented negative expression of CD34 marker and
positive expression of calretinine in the cyst lining. The
previous pathology report also confirmed the diagnosis
of BMPM. The patient is currently symptomless and

there have been no signs of recurrence up until now.

Figure 1. Computer tomographic scan revealed huge mass in the pelvic cavity (A) and a mass in the subhe-
patic area (B).
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Figure 2. Pictures display tumor mass before and after surgical resection

DISCUSSION:

BMPM was first described in 1928 by Plaut, who inci-
dentally observed loose pelvic cysts during an opera-
tion for uterine leiomyoma®. Fewer than 200 cases had
been reported worldwide until 2017°. This disease is a
rare medical entity and there are challenges in deter-
mining its origin, pathogenesis, diagnosis and therapy®.
The tumor arises from epithelial and mesenchymal ele-
ments of the mesothelium surrounding the serous cav-
ity. The biological behavior of BMPM is characterized
by its slow growth and high rate of recurrence after sur-
gical resection (approximately 50%)’. Also, these tum-
ors do not have a high malignant transformation rate®.
There are only two case reports of malignant transfor-
mation’.

Some authors believe that this pathologic condition ap-
pears with neoplastic changes, while others believe it is
a reactive process which causes hyperplastic and dys-
plastic transformation as a response to inflammation,
surgery, endometriosis, uterine leiomyoma or anything
that could stimulate the peritoneal layer'*'". Accord-
ing to a hormonal hypothesis, BMPM development is
linked to sex hormone sensitivity. This theory seems to
be supported by the higher incidence rate in reproduc-
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tive-aged women than in men or children'’.

The most common symptoms are chronic or intermit-
tent abdominal or pelvic pain with a palpable mass’.
Since BMPM is a rare condition, it is hard to differenti-
ate this condition from other benign and malignant con-
ditions before surgical resection and pathologic study.
Differential diagnoses include lymphangioma, mesen-
teric or omental cysts, visceral cysts, cystic adenoma-
toid tumors, pneumatosis cystoids intestinalis, pseu-
domyxoma peritonei and malignant mesothelioma”".
C.T scan, magnetic resonance imaging and aspiration
cytology are useful in pre-operative diagnosis'. The
only treatment for this lesion is surgery. We treated this
patient with exploratory laparotomy and cytoreductive
surgery.

Due to its benign nature, adjuvant chemotherapy and/or
radiotherapy are not indicated in these patients. Other
treatments such as hormonal therapy (anti-estrogens and
gonadotropin-releasing analogues), sclerotherapy and
hyperthermic intraperitoneal chemotherapy (HIPEC)
have not proven the effect”'”. In the year 2006, Wang
TB and his team used the same method to treat this le-
sion’. In 2010, Cha KS performed laparoscopic surgery
for a 47-year-old woman suffering from BMPM after
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ovarian cystectomy and adhesiolysis by laparotomy"’.
In clinical practice, this tumor is sporadic and a high
degree of suspicion is necessary for definite diagnosis

and appropriate treatment.
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