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ABSTRACT

for its optimum management.
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Mullerian adenosarcomas are rare tumours that may be found in any part of the female genital tract including cervix.
They are more common in the reproductive age group and rare among blacks. When they present in the cervix they
may be clinically misdiagnosed as an endocervical polyp and histologically as an adenofibroma. Clinical presentation
is mostly as irregular vagina bleeding and as a mass in the vagina. Meticulous histopathological evaluation is crucial

INTRODUCTION

Mullerian adenosarcoma is a rare neoplasm characterized
by mixed benign epithelial elements and malignant
stromal components. These tumours may affect any age
group including children.*”® Mullerian adenosarcomas
(MA) account for about 8% of all uterine sarcomas.® In
Nigeria, even though Omoniyi-Esan et al** have reported
2 cases of pure sarcomas over a ten year period, our
report, from available literature, is the first for MA in the
country. While most commonly seen in the corpus uteri
they may also be seen in other parts of the female genital
tract including peritoneum.?? The mode of presentation is
as a cervical polyp and is most frequently misdiagnosed
as a benign endocervical polyp.

CASE REPORT

An 18-year old unmarried nulliparous woman presented
to the gynaecology clinic of Murtala Mohammed
Specialist Hospital, Kano, northwestern Nigeria with 3-
month history of a painless mass protruding through her
vagina. She had also noticed cyclical abdominal pain and
abnormal vagina bleeding. On examination, all her vital
signs were within normal limits. A 9cm mass was found
protruding through the vagina to the exterior and showed

no recto-abdominal involvement. A diagnosis of
endocervical poly was made and excision was planned.
At surgery, a huge polypoid mass originating from the
endocervix and not fixed to contiguous structures was
found and excised with its stalk.

The surgical specimen (Figure 1) was a firm polypoid
mass with tan to haemorrhagic external surfaces
measuring 9 x 8 x 6 cm. Cut surfaces were predominantly
solid and had multiple cystic areas some containing
serosanguinous fluid.

Histologically, the mass was devoid of epithelial lining
because of extensive ulceration. The lesion exhibited
epithelial and sarcomatous elements. These were
composed of variable-sized benign-appearing glands that
were surrounded by condensed nests of mitotically active
focally atypical spindle cells with foci of heterologous
cartilaginous differentiation (Figure 2).

Smooth muscle invasion was also noted but this did not
extend to the stalk. The spindle cells were positive for
desmin while the glandular component was positive for
estrogen receptor.
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Figure 1: Gross morphology of the cervical mass
showing predominantly solid fleshy surfaces.

Figure 2: Microscopic appearance showing peri-
glandular stromal condensation and heterologous
cartilaginous differentiation (H and E x 200).

DISCUSSION

Mullerian adenosarcomas of the cervix are rare tumours.
Cervical location accounts for about 2-9% of all sites
including uterus, ovary, vagina and peritoneum.”® The
ages in which cervical MA occur have shown a wide
variation, with the youngest reported case being in an 10
year old girl and oldest being 72 years of age.® 2* Mean
gg%of cases reported worldwide has been 33+18 years.™

Extensive literature review shows that the most common
modes of clinical presentation are irregular menstrual
bleeding (41%), painless mass in the introitus (41%),
postmenstrual bleeding (7%), urinary retention (7%) and
postcoital bleeding and vagina discharge (3% each).?* %
Our patient presented with feeling of a mass in the
introitus and irregular bleeding per vaginam.

Grossly, cervical MAs have all been shown to be
polypoid in shape and have measured between 2cm and
18cm, with mean maximum diameter of approximately
8+4cm.> The polypoid nature of this tumour, coupled
with its mode of clinical presentation as well as
epidemiologic considerations may inform the tendency to
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clinically diagnose this lesion as the more common
endocervical polyp. Thus when a polypoid cervical
growth is seen in pre- or peri-menarchial girls, MA
should be clinically considered.

Correct histological diagnosis and characterization of MA
appear to be the cornerstone of management. The
occurrence of heterologous differentiation, as seen in our
case, has been about 69% and mostly as cartilage, bone
and skeletal muscle.”” Such heterologous elements,
usually cartilaginous, as seen in this case, may also be
seen in adenofibroma, carcinosarcoma and embryonal
rhabdomyosarcoma (ERMS). Like ERMS MAs may
show cambium-like disposition but phyllodes-like
histology seen in MA is not present in ERMS. The
differential diagnosis from adenofibroma is also very
important. In this respect the criterion employed by
Zaloudek and Norris® that when mitotic figures are >4 per
100 high-power fields (hpf) is a pointer to adenosarcoma
becomes very useful. This case being reported exhibited
5 mitotic figures per 10 hpf. The range described in the
literature has ranged between 4 and 24 per 10 hpf with a
mean of 10+7 per 10 hpf."?® Adenofibromas do not also
demonstrate the peri-epithelial stromal condensation seen
in MA. In carcinosarcomas the epithelial component is
also malignant unlike that seen in MA.

The role of histopathological diagnosis also encompasses
identification of prognostic factors that are important in
the management of these cases. These include smooth
muscle invasion, extra-uterine spread and stromal
overgrowth. All of these were not seen in our case. On
the other hand, she had histological evidence of
heterologous differentiation and necrosis both of which
are other poor prognostic features. These poor prognostic
factors have been associated with poor outcome and
recurrence.?

In terms of management options, reports have differed
with regards to treatment; as not only are there no
established protocols, there is also no schema for staging
the lesion. Treatments given have included hysterectomy,
with or without bilateral salpingo-oophorectomy, with or
without pelvic lymph node clearance and with or without
adjuvant chemo- and/ or radiotherapy.”® However, the
underlying principle of management is to prevent
recurrence and/or metastasis. In staging the disease it is
our opinion that there may be need to carry out
endometrial curettage, vaginal biopsy as well as
exploratory laparotomy to exclude spread to other tissues
because of their anatomical contiguity. Based on absence
of negative prognostic factors and need to preserve
fertility in a setting such as ours, patients may be
managed conservatively by simple excision if the stalk
does not show invasion. Zaloudek and Norris® reported
adoption of this modality of management in a 15 year old
girl, and who was still alive at 4 years follow-up. Another
patient treated this way was lost to follow up.*” Most
gynaecologists however, have offered total abdominal
hysterectomy and bilateral salpingo-oophorectomy
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with/without pelvic node clearance to their patients and
have achieved a 69% disease free survival for follow-up
periods ranging between 3 months and 13 years.'® 1116 18-
%0 Recurrence rate has been about 10% of cases and these
have also presented with pelvic metastasis.

In conclusion, this case report in an 18 year old African
female shows that adenosarcomas are rarer among blacks
and supports a humber of other reports that have found
these tumours in young premenopausal females. It also
highlights the need for correct diagnosis of the tumor,
particularly by the pathologist, and the management
difficulties posed for the gynaecologist in managing these
rare cases.
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