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ABSTRACT

Background: Leiomyomatosis peritonealis disseminata (LPD) is very occasional disorder noted by formation of
numerous nodules which spread across the peritoneal and omental surfaces. It is a benign ** disease of unknown
etiology and usually occurs in women of childbearing age.

Cases: This case report study included two cases. The first one is a 29 years-old female hospitalized for an elective
cesarean section. A large omental mass and multiple small nodules in the ovary and intestine were observed incidentally
after fetal delivery and expulsion of the uterus that was initially considered as leiomyosarcoma. The histopathology and
immune-histochemistry of the masses were consistent with the diagnosis of DPL. The second one is a case of 30 weeks
pregnant women presented with acute abdominal pain. Her age was 31-years-old. She was hospitalized for diagnosis
and management. Investigations showed elevated inflammatory serum markers. An exploratory laparotomy was
performed at 30 weeks of gestation to confirmed presence of tumers. All visible tumors were removed. In the
subsequent pregnancy evidence of recurrent LPD lesions with no symptoms will be expected in such cases.

Objective: The main objective of this case report is to clarify the role of immunohistochemistry in the diagnosis of LPD
and to differentiate it from other mimic malignant peritoneal tumors. Also, to simplify the clinical data regarding
delivery and follow-up information for patients with LPD that developed during pregnancy.

JRAM 2022; 3(2): 131-135

Keywords: Case study report, disseminated peritoneal leiomyomatosis, pregnancy; immunohistochemistry.
Submission Date: 2 December 2021 Acceptance Date: 30 January 2022

Corresponding Author: Abeer S Farag Pathology department, faculty of medicine for girls, Cairo, Azhar university, Egypt. Tel::
+201093009511.E-mail: abeersaid.medg@azhar.edu.eg, abeer_said123@yahoo.com

Please cite this article as: Farag AS and Abolouz AS. Report of two pregnant cases with disseminated peritoneal leiomyomatosis.
JRAM 2022; 3(2): 131-135. DOI: 10.21608/jram.2022.109247.1150

INTRODUCTION

Leiomyomatosis peritonealis disseminata (LPD) is a associated with high levels of exogenous or
rare benign tumor characterized by the 41 widespread endogenous female gonadal steroids, such as
dissemination of proliferating smooth muscle nodules pregnancy, prolonged exposure to oral contraceptives
throughout the peritoneum, omentum and pelvic and/or combined hormonal replacement therapy and
structures ™. It resembles uterine leiomyoma on both estrogen-secreting tumors [,
macroscopic and microscopic pictures but display
unusual sites with recurrent and malignant Disseminated  peritoneal leiomyomatosis  during
predispositions 2. The first case was described in 1952 pregnancy is rare and sometimes incidentall
by Wilson and Peale. Lesions occur most commonly in diagnosed during the delivery with caesarian section .
women of childbearing period, but a rare case occur in There is no definite consent about the adverse effects
postmenopausal women and in men E!. of LPD on pregnancy, the potential for aggressiveness
or recurrence and the safety of re-pregnancy in patient
These lesions are usually asymptomatic and with a history of LPD. In this study, we reported two
incidentally found during surgery or gynecological cases with LPD that occurred during pregnancy, and
ultrasound examination but may be also present with summarized 43 the obstetrics-related clinical data and
abdominal pain prompting investigation ™. The follow-up, hoping to highlight the prognostic features
etiology of the disease is still poorly understood, but of LPD
some authors believe that the possible causes for this
could be genetic, metaplasia of subperitoneal PRESENTATION OF CASES
mesenchymal stem cells or hormonal Bl Female Case 1
gonadal steroids play an important role in the A 29-years-old woman was attended to Dar EL-Shefa
pathogenesis of LPD, as this condition usually hospital in a period from 2016 to 2020 for an elective
https://jram.journals.ekb.eg Personal non-commercial use only.
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SC. Her previous pregnancy was also a SC due to the
abnormal fetal position. Disseminated small multiple
nodules mimicking malignant tumors, extending from
the uterus over the intestine, peritoneum and abdominal
viscera were incidentally noted during exploration of
the abdominal cavity after delivery of fetus. The
masses were purple, rubbery and polypoid of variable
size. It is noticeable that none of the ultrasounds
examination during pregnancy revealed presence of
such masses and that the patient had not previously had
any ultrasound examination of the abdomen before
pregnancy.

Histopathological examination revealed multiple
fascicles of proliferated benign looking spindle cells
arranged in a fibro-vascular background with scattered
clusters of decasualized cells. The spindle cells are
positive for smooth muscle action (SMA) and Desmin
(Figure 1) (but were negative for CD117 and DOGLI.
Histopathogical and Immunohistochemical findings
were in favor of DPL. The patient was discharged on
the tenth day after surgery and the patient underwent
several ultrasounds revealed no nodules were seen on
uterus or elsewhere in follow up (24 month).

Flgure (1) (A) Hlstopathologlcal examlnatlon showed benlgn Iooklng bundles of smooth muscle ceIIs with mild
cellularity without atypia, mitosis, or necrosis (H&E 200). Immunohistochemical evaluation is strong positive for
positive for Desmin (B). Positive for Desmin without infiltration to surrounding fat (C) and also moderately positive

for SMA (D) (X 200)

Case 2

A 31-year-old woman, 30 weeks gestation, presented
to her obstetrician with severe abdominal symptoms
and elevated serum inflammatory markers. The patient
has a history of laparoscopic myomectomy at age 22.
She has no a history of prolonged use of contraceptive
pills. Pelvic ultrasound was firstly done by the
obstetrician and revealed multiple pelvic masses and
showed non-invasive behaviors, there was neither
ascites nor lymphadenopathies, an MRI was done for
confirmation. An exploratory laparotomy was done
and revealed multiple pelvic and omental mass in the
abdominal cavity and pelvis, which were excised. The
macroscopic picture of the lesions demonstrated large
polypoid partially solid masses mimicked a
disseminated malignancy that fills the pelvis with
multifocal firm gray, white nodules of different size
(figure 2).

Histopathogical examination of the nodules revealed
interlacing fascicled of benign looking smooth muscle
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cells. Immunohistochemical evaluation was strongly
positive for the SMA, desmans but was negative for
CD117 (figure 3).

Histopathogical and Immunohistochemical (IHC)
findings were consistent with DPL; the patient was
discharged from the hospital on the tenth day after
surgery. The first ultrasound examination was
performed three months later on and showed a smooth
surface of uterus without presence of any fibroid
nodules. The patient was examined again three more
times and no nodules were seen on uterus or elsewhere.
The patient gets pregnant 22 months after surgery. At 9
weeks of pregnancy, US examination revealed a small
nodule (2.2cm X2.9 cm) in the uterus, without
symptoms. Strict follow up, prior time of delivery, the
patient was admitted to hospital, and both the patient
and the fetus were in good condition. After delivery, a
hystero-salpingo -oophorectomy was performed.
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Figure (3): (A) Histopathologiéal examination showed interlacing bundle of smooth muscle cells without atypia or
mitosis (H & E 200). Immunohistochemical evaluation is positive for Desmin (B), SMA (c) and negative for CD117

(D) (X 200).

DISCUSSION

Disseminated peritoneal leiomyomatosis is unusual
growth  patterns  of  leiomyomas  mimicking
disseminated malignant neoplasms which make it more
clinically and radiologically challenging ..

The most important entity in the differential diagnosis
of DPL is peritoneal carcinomatosis, malignant
peritoneal mesothelioma, peritoneal gastrointestinal
stromal tumor primary peritoneal serous carcinoma
and metastatic leiomyosarcoma Until  now,
histopathological diagnosis and IHC needed to
accurately diagnose of LPD. DPL is a rare disorder of
young women but very rare cases have been seen in
post-menopausal women "% and during pregnancy,
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sometimes 12 incidentally diagnosed during the
delivery with caesarian section ). Excessive hormonal
13 exposure and High levels of estrogen and
progesterone occur during pregnancy seems to Play an
essential role in the development of LPD Y14 The
patients generally asymptomatic; however, abdominal
pain or abdominal distension do occur ™. Although
the disease regresses most often spontaneously or with
treatment, it can also persist for years and although
LPD was a benign disease with good prognosis, the
minority of cases becomes malignant ™41,

Immunohistochemical analysis of the two cases
showed strongly positive with Desmin and focally
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positive with SMA, suggesting that LPD has molecular
cytogenetic feature of uterine leiomyoma.

Surgical excision of all visible lesions remains a good
option and may be a very effective treatment in
symptomatic disease and in those with rapidly growing
or recurrent lesions that are refractory to hormonal
therapy !". While this condition is a rare entity and the
fact that the peritoneal myomas mimic malignant
peritoneal tumors. The disease should be kept in mind
in dealing with a patient with multifocal abdominal
masses especially with history of a uterine leiomyoma
to avoid misdiagnosed and unnecessary aggressive
treatment and re-pregnancy may possible but with
caution and follow up.
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