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ABSTRACT
Uterine adenosarcoma is a rare tumor composed of benign epithelium in combination with malignant mesenchymal compo-
nents.  Misdiagnosis  is  common due to the lack of  specific clinical  manifestations and the rarity  of  such tumors in  young age
groups. The mean age at diagnosis is 58.6 years, and <10% of patients are younger than 40 years. Herein, we describe a case
of a 19-year girl who presented with worsening menorrhagia. Her ultrasound revealed multiple heterogeneous masses in the
uterine cavity. Intraoperatively, a small piece of grayish-white tumor tissue was sent for the frozen section, but the results did
not confirm malignancy. She underwent hysteroscopy, laparoscopic hysterectomy, and bilateral salpingo-oophorectomy. Histo-
pathologic examination finally confirmed uterine adenosarcoma. The patient had no evidence of residual tumor or recurrence
during six months of follow-up.
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INTRODUCTION

Uterine sarcomas generally account for approximately 1% of all
gynecologic malignancies. Among these, the subtype adenosar-
coma comprises only 8% of all uterine sarcomas. Clement and
Scully initially reported this tumor as Mullerian adenosarcoma
in 1974,1 which is characterised by having both benign epithe-
lial  and  low-grade  malignant  stromal  components.  Uterine
adenosarcoma usually occurs in perimenopausal or postmeno-
pausal women, and less than 10% of patients are younger than
40 years. Due to its rarity and nonspecificity of clinical charac-
teristics  and  tumor  markers,  misdiagnosis  of  the  tumor  is
common. Herein, we present the minimally invasive treatment
of a uterine adenosarcoma by hysteroscopy and laparoscopy in
a 19- year girl.

CASE REPORT

A 19-year girl, otherwise fit and well, presented with progres-
sively worsening menorrhagia for three months. She had no
history of hormonal treatment or any other major illness. There
was no family history of cancer or other diseases. Physical exam-
ination did not reveal any significant abdominal tenderness,
palpable mass or other findings.
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A transabdominal ultrasound scan revealed multiple heteroge-
neous masses occupying the uterine cavity. Hysteroscopy was
performed, which revealed multiple polypoid masses in the
uterine cavity with the largest measuring 1×0.5×0.5 cm. A
small  piece  of  grayish-white  tumor  tissue  was  sent  for  the
frozen section, which suggested a stromal tumor with malig-
nant potential. Hysterectomy and bilateral salpingo-oophorec-
tomy were performed. No lymphadenectomy was performed.
Histopathology showed leaf-like or  club-like stromal  projec-
tions lined by epithelium, the architecture resembling that of a
phyllodes tumor of the breast. The stroma was hypercellular
with up to 1–6 mitoses/10 high power fields (HPFs). There were
focal  areas  with  superficial  myometrial  invasion,  but  no
evidence  of  regional  lymphadenopathies  or  infiltration  of
surrounding  tissues.  An  immunohistochemical  examination
showed  positive  staining  for  CD10,  ER,  PR,  and  negative
staining for H-caldesmon, Desmin, Cyclin D1, pan-CK, SMA, and
CK-AE1/AE3. The Ki-67 proliferation index was approximately
5% in the hot spots. The final diagnosis was confirmed as a
primary uterine adenosarcoma (Figures 1-2). The postopera-
tive PET-CT did not detect any distant metastases. The patient
received no further treatment after surgery with no evidence of
residual tumor or recurrence during the 6-month follow-up.

All clinical investigations were conducted in accordance with
the principles expressed in the Declaration of Helsinki.

DISCUSSION

Adenosarcomas of the uterus are usually present in perimeno-
pausal or postmenopausal women with 58.6 years being the
reported mean age of the presentation.2 The main complaint is
irregular vaginal bleeding occurring in approximately 65 to 76%
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of cases and ranging from spotting to menorrhagia. However,
some patients present with other nonspecific symptoms, such
as  pelvic  pain,  vaginal  discharge,  and  symptoms related  to
uterine enlargement. A high percentage of cases is asympto-
matic.

Figure 1: Macroscopic features of the tumor showing a multi-nodular
grayish-white mass.

Figure 2: A biphasic tumor composed of benign epithelial elements and a
sarcomatous stroma (H&E, ×40).

The confident diagnosis of uterine adenosarcoma is completely
dependent on the characteristic morphological appearance.3

Adenosarcoma is exemplified by the presence of both a malig-
nant mesenchymal component and an epithelial element that is
benign  but  neoplastic.  Histologically,  the  architecture  often
demonstrates leaf-like or club-like papillary projections, formed
by  the  stroma  compressing  the  epithelium.  The  epithelial
elements of papillary projections are surrounded by abundant
stromal or mesenchymal components, forming peri-glandular
cuffs or so-called “cambium layer”, which is one of the most
useful  clues  suggesting  a  diagnosis  of  adenosarcoma.4  A
stromal mitotic rate of ≥ 2 per 10 HPFs is usually required by the
World Health Organization (WHO) criteria to make the diagnosis
of adenosarcoma. But in practice, if the characteristic leaf-like
architecture and cambium layer are present with periglandular
cuffing, the diagnosis of adenosarcoma is possible. 5 Adenosar-

comas with more than 25% of the pure sarcoma component
(without epithelial elements) are termed adenosarcomas with
sarcomatous overgrowth. 6

Due  to  the  rarity  of  adenosarcomas,  there  is  no  consensus
regarding  therapy.  The  current  standard  for  management
strategy  of  uterine  adenosarcomas  is  surgical  resection,
comprising of hysterectomy and bilateral salpingo-oophorec-
tomy in  the  early  stage with  five-year  survival  approaching
50%.7 Whether or not to keep ovaries is still under debate. There
is  no  role  of  adjuvant  treatment  in  the  early  stage  but
chemotherapy has a role in recurrent or metastatic disease.
Most cases are cured, but sarcomatous overgrowth, myome-
trial  infiltration,  adjacent  organ invasion and distant  metas-
tases  are  proposed  to  be  predictors  of  an  unfavourable
outcome. Unfortunately, local recurrence is common, and is
associated with poor prognosis, particularly in those cases with
sarcomatous  overgrowth  (45-70%  versus  15-25%  for  those
without sarcomatous overgrowth).

In  conclusion,  uterine  adenosarcoma  is  rare  and  difficult  to
distinguish from other uterine neoplasms. Gynecologists and
pathologists  should  be  aware  of  the  existence  of  this
uncommon tumor and take any suspicious details into consider-
ation to obtain a correct diagnosis. Currently, total abdominal
hysterectomy with bilateral  salpingo-oophorectomy remains
the mainstay of the treatment.
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