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Atypical polypoid adenomyoma of the uterus.
A case report and a review of the literature
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Summary

Atypical polypoid adenomyoma (APA) is a rare, benign lesion. The tumor occurs in nulliparous women aged 22-48 years (aver-
age 33 years) and it has been suggested as being related to prolonged estrogenic stimulation. We describe a case of a 72-year-old
woman who presented at our hospital with persistent, worsening urinary incontinence and pelvic pain. Physical examination and
pelvic ultrasound disclosed uterine enlargement, a mass in the endometrial cavity and multiple small myomas. Total hysterectomy
with bilateral salpingo-oophorectomy was performed. The histological diagnosis for the mass of the endometrial cavity was atypical
polypoid adenomyoma. APA should be distinguished from endometrial carcinoma and other malignant uterine neoplasms such as
adenofibroma, adenosarcoma and malignant mixed mullerian tumor. The immunohistochemical panel which usually includes alpha
smooth muscle actin, desmin, Ki67 and recently CD10 is often helpful in establishing the diagnosis. The treatment may vary depend-

ing on the patient’s age, her desire to preserve fertility, and the severity of her symptoms.
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Introduction

The term atypical polypoid adenomyoma (APA) was
first described by Mazur in 1981 [1]. This entity is a rare,
benign, polypoid tumor of the uterus and it is composed
of endometrial glands admixed with a stromal component
of interlacing bundles of smooth muscle [2]. The tumor
occurs in premenopausal women, usually in their fourth
and fifth decades, and rarely after menopause. In adittion
APA has been seen in patients with Turner syndrome [3].
Although the lesion is benign, it should be distinguished
from hyperplasia, endometrial carcinomas and other
malignant uterine neoplasms with which it is often con-
fused, particularly in curettage specimens [4, 5]. The
published series indicate an average risk of endometrial
carcinoma of 8.8% in women with a history of polypoid
adenomyoma [6]. We report a case of APA of the uterus
in a postmenopausal woman, discuss the histogenesis of
this tumor, and review the English literature.

Case Report

A 72-year-old woman, gravida 2, para 2, presented with a 4-
month history of lower abdominal pain and abnormal uterine
bleeding of about three weeks duration. She had completed
menopause at the age of 53. Gynecological and medical history
were uneventful. On physical examination an enlarged, irregu-
lar uterus was found. No other masses were detected anywhere
else. Laboratory findings were within normal limits, including
tumor markers CEA and CA125. Pelvic ultrasound (US) dis-
closed uterine enlargement, a mass in the endometrial cavity
and multiple myomas. A total hysterectomy with bilateral salp-
ingo-oophorectomy was performed. On gross examination, the
uterus weighed 1200 g and was lobulated. The endometrium

Revised manuscript accepted for publication March 16, 2011

Eur. J. Gynaec. Oncol. - 1ssN: 0392-2936
XXXIIL n. 1, 2012

contained a well circumscribed polypoid tumor 12 x 3 x 2 cm
in size and which arose from the uterine fundus and extended
down to the endocervical canal. The cut surface was moderately
firm, uniform, and without cystic degeneration. Many multiple
intramural and subserosal tumors were also identified. On his-
tologic examination the tumor was composed of widely spaced
proliferative glands with slightly irregular spaces which were
lined by atypical cells showing occasional mitoses (Figure 1).
The stroma was composed of short interlacing bundles of
smooth muscle cells which appeared benign (Figure 2). Mitoses
were rare. Foci of adenomyosis were seen at the margins of the
tumor. In some areas the glands were back to back (Figure 3),
whereas in other areas smooth muscle was present among the
glands. The tumor did not invade the myometrium. The unin-
volved endometrium was atrophic.

Immunohistochemistry the myofibromatous mesenchymal
cells were strongly positive for SMA (Figure 4) weakly positive
for desmin and negative for CD10, oestrogen, progesterone.
The Ki67 proliferative antigen was low (Figure 5). The tumors
in the myometrium were leiomyomata.

Discussion

The term APA of the uterus was first described in 1981
by Mazur [1] and approximately less than 200 cases in
the uterus have been reported in the English literature
ever since. He defined it as an uncommon focal polypoid
lesion of the uterus featuring the proliferation of irregu-
lar endometrial glands with squamous metaplasia embed-
ded within a prominent cellular smooth-muscle stroma.

APA is an unconmon endometrial tumor that typically
occurs in women of reproductive age. Average age of
occurence is 39 years, but ages have ranged from 21 to
73 years. Rarely, affected patients are postmenopausal
[7]. In addition, APA has been seen in patients with
Turner syndrome, possibly representing a complication
of long-term estrogen therapy in these patients [3]. The
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main clinical symptom is abnormal uterine bleeding.
Vaginal discharge, pelvic pain or postcoital spotting may
be seen [8-10]. Most lesions are detected on endometrial
biopsy specimens or dilation and curettage specimens
obtained for workup of the abnormal bleeding. However,
APA has been discovered incidentally during routine hys-
teroscopy and biopsy for infertility or, when the uterus is
removed for other reasons, such as leiomyomata [2, 5, 9].
It arises most frequently in the lower uterine segments but
has also been reported to involve the uterine fundus, as in
our case, or endocervical canal. Grossly APA presents as
a pedunculated or sessile polypoid mass with bulging,
lobulated or bosselated, firm or rubbery sectioned sur-
faces. The greatest dimension ranges from 0.1 to 6 cm [9-
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Figure 1. — Atypical polypoid adenomyoma (H&E x 100).
Figure 2. — Cellular smooth muscle component (H&E x 200).

Figure 3. — Atypical endometrial glands are back to back with
atypia (H&E x 200).

Figure 4. — The myofibromatous component is strongly posi-
tive for SMA (SMA x 200).

Figure 5. — Ki67 scattered positive nuclei in tumor glands
(Ki67 x 200).

11]. The size of the tumor in the present case was 12 cm
in the longest diameter.

Microscopically APA is a biphasic tumor, consisting of
atypical endometrial glands separated by intersecting fas-
cicles of smooth muscle cells.

The glands vary considerably in size and frequently
have irregular shapes and are lined by cuboidal to low
columnar to pseudostratified columnar epithelium with
varying degrees of cytologic atypia and mitoses [2, 6, 8,
9].

Longacre et al. reported that if the APA contains
markedly complex glands and glandular proliferation, the
lesion should be designated as “APA of low malignant
potential” [10].

Fig. 2

Fig. 4
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The glandular components may be focally obliterated
by the metaplastic squamous elements. In some cases the
squamous elements seem to blend almost imperceptibly
with the stroma [2]. Foci of mucinous metaplasia are
occasionally seen and an Arias-Stella-like change may be
evident in pregnant patients [11] .

The stromal component, typically appears benign and
predominantly consists of intrelacing bundles of smooth
muscle. The stroma of APA differs from normal
myometrium by exhibiting increased cellularity, short
interlacing fascicles rather than elongated muscle bundles
and a minor component of fibrous tissue [2, 11]. Hyaliniza-
tion may be present. The uninvolved endometrium is typi-
cally benign and rarely the adjacent endometrium may be
secretory or hyperplastic [2]. Minor foci of superficial ade-
nomyosis may be seen in the tumor. Longacre et al. pro-
posed an alternative term “atypical polypoid adenofi-
broma“, as they demonstrated that the stroma in these
lesions contained a mixture of smooth-muscle cells, fibrous
tissue and endometrial stromal cells [10]. The differential
diagnosis of APA includes endometrial carcinoma with
invasion of the myometrium [12, 13], adenofibroma,
adenosarcoma and malignant mullerian mixed tumor [1, 2].

The young age of patients with APA (average 39
years), should be a clue to the diagnosis because adenofi-
broma, adenosarcoma and malignant mullerian mixed
tumor (MMMT) all typically occur in postmenopausal
women. On gross examination small, solid, polypoid,
well circumscribed, lobulated APA differs in appearance
from large exophytic masses seen in most adenosarcomas
and MMMTs.

In addition APA differs from tumors in the adenofi-
broma-adenosarcoma category in the muscular nature of
its stromal component. The latter category almost always
resembles that of endometrial stroma and its fibrous
stroma. The stromal component of adenosarcomas often
forms periglandular cuffs.

Distinction between APA and MMMT should not be
difficult because both the glandular and stromal compo-
nents of the latter are highly malignant [2].

The most important differential diagnostic problem
presented by APA is exclusion of well differentiated
endometrial carcinoma invading the endometrium [12-
14]. Although APA architecturally may resemble
endometrial adenocarcinoma it lacks stromal desmopla-
sia and usually affects young women. The distinction
between them is very important but sometimes very dif-
ficult. In these cases the immunohistochemical panel,
which usually includes alpha smooth-muscle actin and
desmin [14, 15], and recently CD10 is often helpful in
establishing the diagnosis [16].

It is acknowledged in the field of gynecologic pathol-
ogy that CD10 is a sensitive and diagnostically useful
marker of neoplastic and non neoplastic endometrial
stromal cells [15]. According to recent studies CD10-
immunostaining pattern demonstrated a significant differ-
ence in the stromal components between microinvasive
carcinoma and APA. The microfibromatous stromal com-
ponent of APA is completely negative for CD10 in most

cases, whereas mesenchymal cells immediately sur-
rounding the myoinvasive carcinoma were positive
(fringe-like staining pattern) [16-19].

Immunohistochemical studies for Ki67 have demon-
strated that proliferative activity of the glands in APA is
lower when compared with glands of usual endometrial
adenocarcinoma.

A few molecular studies for DNA ploidy analysis
demonstrated that APA had a diploid DNA content and
that the S phase fraction was relatively low [20].

The histogenesis of APA remains uncertain. The inti-
mate relation between its glands and the myofibromatous
stromal component suggests that the myofibromatous
stromal component of APA may be explained by the his-
togenesis of the “myofibromatous metaplasia” of the
endometrial stromal cells [18]. Moreover, Clement and
Young believe that the estrogen-related factor may play
an important role in the development of atypical polypoid
adenomyoma due to the fact that the lesion mainly occurs
in premenopausal patients and the uninvolved
endometrium exhibits an estrogen phase appearance [3].

Since APA generally occurs in premenopausal women
and as conserving fertility potential may be an important
consideration, hysteroscopic resection of such tumors
may be a therapeutic option in women who wish to retain
their uterus or who would be at high medical risk for hys-
terectomy [21] .

In conclusion APA is a rare benign tumor of the uterus
that could appear in postemopausal women. The fact that
in our case the uninvolved endometrium was atrophic
shows that this tumor was not related to estrogenic condi-
tions.
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