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Atypical polypoid adenomyoma is a rare and benign polypoid lesion of uterus with proliferation of irreg-
ular endometrial glands embedded in a smooth muscle stroma. If the lesion contains glands that are suf-
ficiently complex to satisfy the criteria for adenocarcinoma, it is called as atypical polypoid adenomyoma
of low malignant potential. Patients most commonly present with abnormal uterine bleeding and more
than 90% of patients are premenopausal. Although the lesion is benign, it may occasionally be found to
coexist with or to precede endometrial adenocarcinoma. This necessitates a careful management which
involves hysterectomy in perimenopausal or postmenopausal patients and hysteroscopy with multiple

biopsies in younger women desiring future fertility.

This report describes a perimenopausal woman with atypical polypoid adenomyoma of low malignant
potential with focal adenocarcinoma on endometrial biopsy who subsequently underwent hysterectomy

in which no residual malignant lesion was found.
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Introduction

Atypical polypoid adenomyoma (APA) is a rare entity
which was first described in 1981 as a benign polypoid lesion
of uterus with proliferation of irregular endometrial glands
embedded in a prominent cellular smooth muscle stroma.!
Later, APA of low malignant potential was proposed for the le-
sions which contain glands that are sufficiently complex to
satisfy the criteria for well-differentiated endometrial adeno-
carcinoma.?

Patients most commonly present with abnormal uterine
bleeding.! More than 90% of patients are premenopausal and
half of them are nulliparous.? Although the lesion is usually
benign in nature, APA may occasionally be found to coexist
with or to precede endometrial adenocarcinoma. A literature
review indicated an average risk of endometrial carcinoma in
women with atypical polypoid adenomyoma of 8.8% .3 This
necessitates a careful evaluation of the lesion without auto-
matically regarding it as being a totally benign entity.

This case report describes a perimenopausal woman with

'Department of Obstetrics and Gynecology and ‘Department of
Pathology, Hacettepe University Faculty of Medicine, Ankara

Address of Correspondence: ~ Mehmet Coskun Salman
Hacettepe University Faculty of
Medicine Department of Obstetrics and
Gynecology Sihhiye, Ankara
csalman@hacettepe.edu.tr

10.06.2009
14.08.2009

Submitted for Publication:
Accepted for Publication:

APA of low malignant potential with focal adenocarcinoma on
endometrial biopsy who subsequently underwent hysterec-
tomy in which no residual malignancy was found. Also, the re-
port discusses the management of APA with or without hys-
terectomy as part of the treatment.

Case Report

A 47-year-old gravida 2, parity 2 woman admitted to hos-
pital with a complaint of menorrhagia and intermenstrual
bleeding. Her past medical history was remarkable for dia-
betes mellitus and hypertension which were kept under con-
trol with oral medications. On her examination, she had an en-
larged uterus with multiple leiomyomas. The ultrasonographic
evaluation confirmed a 15x7x7 cm uterus with multiple
leiomyomas. The ovaries looked normal. She was subjected to
an endometrial biopsy which revealed atypical polypoid ade-
nomyoma with low malignant potential (Figure 1). However,
a focal well-differantiated endometrial adenocarcinoma could
not be excluded (Figure 2). Therefore, a decision of hysterec-
tomy with bilateral salpingo-oophorectomy was made. After
preoperative work-up including an internal medicine clear-
ance for her medical problems, the patient underwent a hys-
terectomy with bilateral salpingo-oophorectomy. The uterus
contained leiomyomas with the largest having a diameter of
10 cm. The exploration of the pelvis and abdomen was free of
additional abnormalities. The specimen was sent for frozen
evaluation in order to perform surgical staging in case of an
invasive adenocarcinoma of the endometrium. The frozen sec-
tion analysis did not reveal residual malignancy within the en-
dometrium. Therefore, no further surgical management was
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done. Postoperative course was uneventful and the patient was
discharged from hospital after a hospitalization period of 5
days. The final pathological examination showed only rem-
nants of atypical polypoid adenomyoma of low malignant po-
tential without any apparent adenocarcinoma (Figure 3).
Patient was asymptomatic during her first post-operative visit
2 months after hysterectomy. She was recommended to have a
close follow-up due to her focal, well-differentiated endome-
trial adenocarcinoma confined only to the endometrium.

Figure 1: Endometrial curettage revealing endometrial polyp frag-
ments among proliferative endometrium. Endometrial polyp had ir-
regular haphazardly oriented glands within short smooth muscle fas-
cicles showing characteristic features of atypical polypoid adenomy-
oma.

Figure 2: Endometrial biopsy showing a polypoid fragment with
glandular crowding. The glands were back-to-back oriented and had
complex architecture with minimal atypia and a focal well-differan-
tiated endometrial adenocarcinoma could not be excluded.

Figure 3: Total abdominal hysterectomy specimen revealing the rem-
nants of atypical polypoid adenomyoma. Near the proliferative en-
dometrium (right side), irregular, haphazardly oriented glands within
short smooth muscle fascicles (left side) were observed. There was
focal squamous metaplasia. Adenocarcinoma was not observed in
hysterectomy specimen.

Discussion

APA is a rare tumor of endometrium with uncertain histo-
genesis although either endogenous or exogenous hyperestro-
genism was proposed for their development.* Even if it repre-
sents a benign lesion, careful management is necessary be-
cause nearly 9% of patients with APA will have a co-existent
endometrial carcinoma either located within the APA or in the
adjacent myometrium. Also, almost 1 in 3 patients will have
recurrent or residual APA after local excision which indicates
a continued risk for the development of malignancy when
complete excision of the lesion cannot be guaranteed.* The
complete removal of the lesion may definitely be achieved by
hysterectomy which eliminates future fertility in younger
women. Therefore, a hysteroscopic evaluation of the entire en-
dometrial cavity should be done when hysterectomy is not
treatment of choice. Such an evaluation should include the re-
moval of residual APA if available, the removal of the en-
dometrium adjacent to APA, the removal of the myometrium
underlying APA, and multiple random endometrial biopsies. If
any of the specimens is positive for carcinoma, the conserva-
tive treatment may be converted into a hysterectomy.*

Another major problem in cases with APA is the exclusion
of a well-differentiated endometrial carcinoma with myome-
trial invasion. This may not be of significant importance in
older women without any desire for future fertility.
Nevertheless, the exclusion of a myoinvasive endometrial car-
cinoma is of great clinical importance in terms of management
when fertility preservation is required. In fact, this issue may



often be encountered since a significant proportion of patients
with APA are premenopausal and even nulliparous. Some
studies showed that CD-10 immunostaining would be helpful
in differentiating between APA and endometrial carcinoma. In
those studies, CD-10 was negative in APA while it was posi-
tive in carcinoma with myometrial invasion.> However, the di-
agnosis was achieved without any difficulties by using con-
ventional hematoxylen-eosin staining in our case.

On the other hand, the literature also includes patients di-
agnosed to have APA co-existent with adenocarcinoma of the
endometrium.%’ The prognosis in such patients was reported
to be favorable in general.” The term APA of low malignant
potential was proposed by some authors if the lesion contains
glands that are sufficiently complex to satisfy the criteria for
endometrial carcinoma. However, the prognosis is still favor-
able and fertility preservation is feasible if indicated.? The en-
dometrial biopsy which was performed for abnormal uterine
bleeding in our patient revealed APA of low malignant poten-
tial as well as a focus of well-differentiated endometrial ade-
nocarcinoma. So, her lesion was not only containing glands
having criteria of a carcinoma (that is an APA of low malig-
nant potential), but also there was a focus of adenocarcinoma
within APA without myometrial invasion (that is a co-exis-
tence of APA with adenocarcinoma of the endometrium).

After reviewing the potential risks, a hysterectomy was de-
cided in our patient since she was 47 years old and had multi-
ple large leiomyomas. In view of having a biopsy result indi-
cating the presence of a co-existent endometrial carcinoma, a
frozen section evaluation of the uterus was requested during
the operation. Neither the frozen section, nor the final patho-
logical evaluation contained any lesions consistent with en-
dometrial carcinoma. Therefore, she was considered to have
APA of low malignant potential co-existent with focal well-
differentiated endometrial adenocarcinoma.

In conclusion, in cases with APA without fertility desire,
the management includes hysterectomy with careful frozen
section analysis to reveal any foci of coexistent endometrial
adenocarcinoma or differentiate between APA and myoinva-
sive endometrial adenocarcinoma. If fertility preservation is
desired after a diagnosis of APA achieved by blind endome-
trial biopsy or curettage, the patient should be subjected to
hysteroscopy with directed biopsies of any suspicious areas to
document the possibility of residual APA or carcinoma. Also,
the patient should be informed about the possibility of recur-
rence of APA as well as the risk of overlooking a malignancy
already present.

Diisiik Malignite Potansiyelli Atipik Polipoid
Adenomyomda Saptanan Fokal Endometrial
Adenokarsinom
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Atipik polipoid adenomyom uterusun nadir gorulen, be-
nign polipoid bir lezyonudur ve diz kas stromasi iginde
prolifere olan irregutiler endometrial glandlardan olusur.
Lezyon adenokarsinom kriterlerini tasimaya yetecek
derecede kompleks glandlar igerirse dusuUk malignite
potansiyelli atipik polipoid adenomyom seklinde ad-
landirilir. Hastalarda en sik basvuru semptomu anormal
uterin kanamadir ve %90’dan fazlasi premenopozaldir.
Lezyon benign olmasina ragmen bazen beraberinde en-
dometrial adenokarsinom bulunabilir veya lezyon ade-
nokarsinoma ilerleyebilir. Bu nedenle dikkatli bir yak-
lasim gerekir. Perimenopozal veya postmenopozal
hastalarda histerektomi tercih edilirken fertilite arzusu
olan geng hastalarda histeroskopi ve histeroskopik biop-
siler tercih edilmelidir.

Burada endometrial biopside duigiik malignite potansiyelli atipik
polipoid adenomyomda fokal endometrial adenokarsinom sap-
tanan perimenopozal bir hasta sunulmaktadir. Hastaya histe-
rektomi yapilmis ve rezidi malign lezyon saptanmamistir.

Anahtar Kelimeler: Atipik polipoid adenomyom, Dusuk malig-
nite potansiyelli atipik polipoid adenomyom, Endometrial ade-
nokarsinom
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