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tinely processed for transmission electron mi-
croscopy. Cystic spaces were lined by both cuboi-
dal and flattened cells having numerous micro-
villi along their luminal surface (Fig. 5). Cells
were supported on a continuous basal lamina and
joined by well-formed desmosomal junctions.
The cytoplasm contained numerous polyribo-
somes and short, dilated segments of endoplasmic
reticulum. Mitochondria were small, oval, and
few in number. Numerous cytoplasmic microfil-
aments converged at the intercellular junctions.
Weibel-Pallade bodies were absent in the cells
lining the cysts. Nuclei were flattened to oval
with a dispersed chromatin pattern and contained
prominent nucleoli. These electron-optic fea-
tures also supported the interpretation of the
mesothelial nature of the cysts. Bundles of ma-
ture collagen with interposed endothelial-lined
vascular spaces surrounded the cysts in the inter-
stitium.

Discussion

Our case brings the total number of well-doc-
umented cases of benign cystic, or multicystic,
mesothelioma reported in the English literature
to 21. This rare tumor occurs most commonly in
women of reproductive age. Of the 21 patients,
19 were women. Median age was 36 years (range,
23 to 67 years). No clinical history of asbestos
exposure was obtained in any of the cases, in
contrast with the known association of asbestos
exposure and the development of malignant
mesothelioma. Parity and previous peritoneal
trauma did not appear to be closely related to
tumor development. Eleven of the women were
parous, 3 were nulliparous, and the parity was
not known in five cases. Only 5 (24%) patients
had a documented history of previous abdominal
surgery.>”'® The most common presenting com-
plaint was abdominal pain, occurring in 9 pa-
tients. In 7 patients, the tumor was an incidental
finding.2:8-10 Three of the patients presented with
a pelvic or abdominal mass, and the chief com-
plaint was not stated in two cases.’

Follow-up information was available in 19 of
the 21 patients. Nine (47.3%) experienced a total
of 16 recurrences.>'' The average time to first
recurrence was 32.2 months (range, four months
to seven years). The recurrences were most com-
monly associated with abdominal pain or an ab-
dominal mass. In 2 patients, a recurrent tumor
was unexpectedly found in a hernia sac.?? All of
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‘the other recurrent lesions involved the visceral

and parietal peritoneal surfaces. Distant metas-
tasis did not develop in any of these patients. All
patients were alive at last known follow-up, which
ranged from four months to 22 years after the
initial diagnosis was made.

No factors were helpful in predicting which
tumors were more likely to recur. Size of the
tumor at initial presentation did not differ signif-
icantly in the group of patients with recurrence.
Tumor bulk ranged from 4 to 20 cm in the
tumors that subsequently recurred, and from 4
to 17 cm in those that did not recur. No signifi-
cant difference was found in tumor size in pa-
tients who experienced more than one recur-
rence. Tumor bulk also had no apparent effect
on the time to first or repeated recurrence.

Adequacy of initial tumor resection was not
helpful in predicting tumor recurrence and had
no apparent effect on outcome. Two patients had
incomplete initial resections and both experi-
enced recurrences 2Y2 years and 11 months post-
operatively, respectively.*? The latter patient is
alive without evidence of disease 29 months after
initial therapy. The status of the other patient is
unknown. The remaining 7 patients who had
recurrent tumor had resections that initially had
been thought to be complete.

Adjunctive therapy was given in only two cases:
intraoperative cyclophosphamide in 1 patient?
and progesterone therapy for recurrent tumor in
the patient described here. In both patients, re-
currence of tumor was documented after adjunc-
tive therapy was given.

While the differential diagnosis of cystic meso-
thelioma may include several diverse lesions, the
histologic recognition that the cysts are lined by
benign mesothelial cells excludes such tumors as
malignant mesothelioma, metastatic carcinoma,
lymphangioma, hemangioma, and pancreatic mi-
crocystic adenoma. Microscopic examination of
a single small cyst without knowledge of the size,
number, and location of the lesions could cause
difficulty in distinguishing cystic mesothelioma
from a solitary mesothelial inclusion cyst or a
cystic variant of an adenomatoid tumor'? since
they are also composed of benign mesothelial
cells. The multiplicity and large sizes of the meso-
thelial cysts and their extensive involvement of
peritoneal and serosal surfaces, however, are
characteristic operative and gross pathologic fea-
tures that identify cystic mesothelioma as a dis-
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tinctive clinicopathologic entity when coupled
with accurate histologic identification of the be-
nign mesothelial lining of the cysts.

Summary

Cystic mesothelioma appears to be a relatively
“benign” tumor with no documented potential
for distant metastases. Morbidity associated with
the lesion is due to local tumor recurrence. Pa-
tients usually are women of reproductive age with
complaints of abdominal pain. Some tumors are
discovered as incidental findings. No specific fac-
tors are helpful in predicting which tumors are
most likely to recur. Recurrences are indepen-
dent of tumor size at initial or recurrent presen-
tation, adequacy of tumeor resection, or use of
adjunctive chemotherapy. No consistent etiologic
factor has yet been identified in the pathogenesis
of this rare tumor.
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