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We report herein a 53-year-old Japanese female case of polypoid adenomyoma of endocervical type. A sessile 16 mm sized cervical
polyp, hard in consistency, was surgically removed. Histologically, the polypoid lesion was composed of smooth muscle bundles
and scattered benign-looking endocervical glands. The mucin was diffusely alcianophilic. Immunohistochemically, some mucous
glands were positive for MUC1 (CA15-3) and MUC5AC, and the other small glands were immunoreactive for MUC6. MUC2
and mucin characteristic of gastric gland mucous cells (M-GGMC-1 or HIK1083) were negative. Carcinoembryonic antigen was
consistently expressed along the apical surface. Estrogen receptor was positive, while progesterone receptor was negative. Ki-67
labeling index was low. These findings were consistent with the endocervical nature of the mucin-producing columnar cells. This
is the 18th case of adenomyoma of endocervical type reported in the English literature.

1. Introduction

Adenomyoma is a tumor-forming variant of adenomyosis
(endometriosis in the myometrium), and adenomyoma is
occasionally presented as a cervical polyp [1]. Infrequently,
the epithelial component of adenomyoma shows endocervi-
cal mucous columnar cells, instead of endometrial glandular
cells [2]. A case of polypoid adenomyoma of endocervical
type located at the uterine cervix is described here. When the
English literature is reviewed [2–9], this should be the 18th
case of adenomyoma of endocervical type.

2. Case Presentation

A 53-year-old Japanese nulligravida female with a history of
simple mastectomy for breast cancer (ductal carcinoma in
situ) at the age of 45 (with no hormone therapy) received
a follow-up health check on June, 2013, and a thumb-sized
polypoid lesion was pointed out at the uterine cervix. Five
months later, she visited the outpatient clinic of gynecology
at Keiyu Hospital, Yokohama, Japan, in order to excise the
polyp. Cervical and endometrial cytological examination was
negative. She complained of no specific symptoms, including

abnormal bleeding. No sexual intercourse was experienced
after menopause at 50 years. Imaging disclosed the presence
of a 24mm sized leiomyoma in the otherwise unremarkable
(nonenlarged) myometrium. After hospitalization, a sessile
16mm sized cervical polyp, hard in consistency, located at the
direction of one to two o’clock was removed. Postoperative
course was unremarkable for 5 months. The patient gave
informed consent for reporting the lesion.

Histologically, the polypoid lesion was lined by com-
pressed endocervical mucosa and composed of smooth
muscle bundles and scattered benign-looking endocervical
glands. Some glands were dilated, and endocervical mucous
cells contained a varied volume of mucin in the cyto-
plasm. The mucin was diffusely alcianophilic with alcian
blue-periodic acid-Schiff reaction, and no magenta-stained
neutral mucin was found (Figure 1). Nuclear atypia was
hardly observed. No endometrial glandular component was
discerned in the lesion. The final diagnosis of polypoid
adenomyoma of endocervical type was made.

For characterizing the nature of the glandular compo-
nent, immunohistochemical study was performed using the
amino acid polymer method (Simple Stain Max, Nichirei,
Tokyo) after heat-assisted epitope retrieval. Pressure pan
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Figure 1: Histologic features of polypoid adenomyoma of endocervical type ((a) hematoxylin and eosin and (b) alcian blue-periodic acid-
Schiff). The nodule is histologically composed of benign mucin-producing glandular cells and smooth muscle bundles. The cytoplasmic
mucin is solely alcianophilic.

Table 1: Mouse monoclonal antibodies used in the present study.

Target Clone Dilution Pretreatment Source
CEA II-7 1 : 100 EDTA-HIER Dako
ER 6F11 1 : 50 EDTA-HIER Novocastra
PgR 16 1 : 100 EDTA-HIER Novocastra
MUC1 DF3 1 : 500 EDTA-HIER Dako
MUC2 Ccp58 1 : 500 EDTA-HIER Novocastra
MUC5AC CLH2 1 : 200 EDTA-HIER Novocastra
MUC6 CLH5 1 : 200 EDTE-HIER Novocastra
M-GGMC-1 HIK1083 1 : 100 None Kanto Chemical
Ki-67 MIB-1 1 : 100 EDTA-HIER Dako
EDTA-HIER: heat-induced epitope retrieval in 1mM ethylenediamine
tetraacetic acid, pH 8.0, for 10 minutes using a pressure pan.

heating for 10 minutes was employed. Diaminobenzidine
coloring reaction and hematoxylin counterstaining were
performed. All mouse monoclonal antibodies (Table 1) were
commercially available from Dako (Carpinteria, CA, USA),
Novocastra (New Castle, UK), or Kanto Chemical (Tokyo,
Japan).

Representative immunohistochemical features are dem-
onstrated in Figure 2.The cytoplasm of many mucous glands
was positive for MUC5AC, and MUC1 (CA15-3) is expressed
along the apical surface of some glandular cells. The other
small glands were occasionally immunoreactive for MUC6.
MUC2 andmucin characteristic of gastric glandmucous cells
(M-GGMC-1 or HIK1083) were negative. Carcinoembryonic
antigen (CEA) was consistently expressed along the apical
plasma membrane of most glandular cells. Estrogen receptor
(ER) was positive in the nuclei of both glands and smooth
muscle cells, while progesterone receptor (PgR) was negative.
A small number of nuclei of the glands showed nuclear label-
ing for Ki-67 (5% in hot spots and less than 1% on average).
These immunohistochemical findings were consistent with
endocervical nature of the mucin-producing columnar cells.

3. Discussion

Endocervical nature of the adenomyomatous lesion pre-
sented herein was evident, not only by the histological
appearance but also by alcianophilia and immunohistochem-
ical positivity of mucin core proteins, CEA, and ER. Expres-
sion of mucin core proteins (MUC1 and gastric-type ones
such as MUC5AC and MUC6), CEA, and ER in the normal
cervical mucous columnar cells has been reported [10–12].

It is well known that adenomyoma of the uterine cervix
consisting of endometrial type glands and smooth mus-
cle cells occasionally manifests as cervical polyp [1]. Ten
cases of adenomyoma of endocervical type were originally
reported by Gilks et al. in 1996 [2], describing that eight
of them showed polypoid growth into the endocervical
canal. Thereafter, a total of seven case reports appeared in
the English literature [3–9]. Of 18 cases of adenomyoma
of endocervical type, including the present case, 12 (67%)
presented a polypoidmass in the endocervical canal or vagina
[2, 4, 6, 8]. One case presented as an endometrial polyp
[7]. When the surgical cases were reviewed, there was no
description on diffuse distribution of the endocervical glands
among the myometrium or “adenomyosis” of endocervical
type [2–7].

Particularly, when the adenomyomatous lesion is intra-
murally located in the uterine cervical wall [2, 5, 9], differ-
ential diagnosis from minimal deviation adenocarcinoma of
the uterine cervix (adenomamalignum) should be important
[2–6, 9]. In the present case, moderate CEA immunoreac-
tivity was observed on the endocervical glandular cells, and
Mikami et al. already described CEA immunoreactivity as a
diagnostic pitfall in distinguishing from adenoma malignum
[4]. CEA positivity was also described by Gilks et al. [2].
Focal expression of MUC6 (gastric pyloric gland mucin core
protein) but with negativity for M-GGMC-1 (HIK1083, a
carbohydrate antigen on the pyloric gland mucin), as well
as the absence of neutral mucin component, was additional
histochemical features in the present case. Negative finding
forM-GGMC-1 has been emphasized in differential diagnosis
between adenomyoma of endocervical type and adenoma
malignum [4, 6, 13].
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Figure 2: Immunohistochemical features of polypoid adenomyoma of endocervical type using consecutive sections ((a) MUC1, (b)
MUC5AC, inset: MUC6, (c) CEA, and (d) ER). The mucin-producing columnar cells express MUC1 (a), MUC5AC (b), and CEA (c). ER
is positive in the nuclei of both glandular cells and smooth muscle cells (d). MUC6 reactivity is detected in small glands in other microscopic
fields (inset).

In the present case, the polyp was sessile and hard in
consistency, and benign endocervical nature of the glandular
component was evident in both histological and immunohis-
tochemical findings. At present, this rare variant of benign
adenomyoma of endocervical type is not commented on
in most gynecologic pathology textbooks, except for three
recently published ones [14–16]. Both pathologists and gyne-
cologists should recognize this rare variant lesion.
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be published.

Conflict of Interests

The authors declare that there is no conflict of interests
regarding the publication of this paper.

Acknowledgments

Yuka Takeda and Daiju Araki are medical students of Fujita
Health University School of Medicine, Toyoake, Japan. The
present case report was achieved as a result of the promotion
of students’ academic activity.

References

[1] E. J. Lee, J. H. Han, and H. S. Ryu, “Polypoid adenomy-
omas: sonohysterographic and color doppler findings with
histopathologic correlation,” Journal of Ultrasound in Medicine,
vol. 23, no. 11, pp. 1421–1429, 2004.

[2] C. B. Gilks, R. H. Young, P. B. Clement, W. R. Hart, and R.
E. Scully, “Adenomyomas of the uterine cervix of endocervical
type: a report of ten cases of a benign cervical tumor that may
be confused with adenoma malignum,”Modern Pathology, vol.
9, no. 3, pp. 220–224, 1996.

[3] H. Kuwabara, M. Ohno, and S. Moriwaki, “Uterine adenomy-
oma of endocervical type,” Pathology International, vol. 49, no.
11, pp. 1019–1021, 1999.

[4] Y. Mikami, K. Maehata, K. Fujiwara, and T. Manabe, “Endo-
cervical adenomyoma: a case report with histochemical and
immunohistochemical studies,” APMIS, vol. 109, no. 7-8, pp.
546–550, 2001.

[5] S. Uppal, D. S. Heller, and B. Cracciolo, “Adenomyoma of the
cervix: report of a case and review of the literature,” Journal of
Lower Genital Tract Disease, vol. 7, no. 3, pp. 218–220, 2003.

[6] S. Ota, K. Ushijima, S. Nishio et al., “Polypoid endocervical
adenomyoma: a case report with clinicopathologic analyses,”
Journal of Obstetrics and Gynaecology Research, vol. 33, no. 3,
pp. 363–367, 2007.

[7] H. Kim, H. Jeong, S. Lee, Y. S. Lee, B. K. Shin, and I. Kim,
“Adenomyoma of endocervical type in a first-trimester gravid



4 Case Reports in Pathology

uterine corpus. A brief report,”Korean Journal of Pathology, vol.
42, no. 2, pp. 123–124, 2008.

[8] B. Tuna and E. Dogan, “Uterine adenomyoma of endocervical
type: a case report,”Turkish Journal of Pathology, vol. 24, pp. 116–
118, 2008.

[9] S. Matsuzaki, S. Matsuzaki, Y. Tanaka, M. Fujita, K. Yoshino,
and T. Kimura, “Large uterine cervical adenomyoma excised by
vaginal approach: a case report, images, and a literature review,”
Journal of Minimally Invasive Gynecology, 2014.

[10] S. Zhao, T. Hayasaka, M. Osakabe et al., “Mucin expression in
nonneoplastic and neoplastic glandular epithelia of the uterine
cervix,” International Journal of Gynecological Pathology, vol. 22,
no. 4, pp. 393–397, 2003.

[11] A. FLint, J. P. McCoy Jr., W. J. Schade, D. A. Hofheinz, and H. G.
Haines, “Cervical carcinoma antigen: distribution in neoplastic
lesions of the uterine cervix and comparison the other tumor
markers,” Gynecologic Oncology, vol. 30, no. 1, pp. 63–70, 1988.

[12] J. Kupryjanczyk and P. Moller, “Estrogen receptor distribution
in the normal and pathologically changed human cervix uteri:
an immunohistochemical study with use of monoclonal anti-
ER antibody,” International Journal of Gynecological Pathology,
vol. 7, no. 1, pp. 75–85, 1988.

[13] Y. Mikami, S. Hata, K. Fujiwara, Y. Imajo, I. Kohno, and
T. Manabe, “Florid endocervical glandular hyperplasia with
intestinal and pyloric gland metaplasia: worrisome benign
mimic of ‘adenoma malignum’,” Gynecologic Oncology, vol. 74,
no. 3, pp. 504–511, 1999.

[14] M. R. Nucci and C. P. Crum, “Adenomyoma and polypoid
adenomyoma of the endocervical type,” in Diagnostic Gyne-
cologic and Obstetric Pathology, C. P. Crum, M. R. Nucci,
and K. R. Lee, Eds., chapter 15: Neuroendocrine Carcinoma,
Mixed Epithelial/Mesenchymal andMesenchymal Tumors, and
Miscellaneous Lesions of the Cervix, pp. 389–390, Elsevier
Saunders, Philadelphia, Pa, USA, 2nd edition, 2011.

[15] R. A. Reichert, “Endocervical adenomyoma,” in Diagnostic
Gynecologic and Obstetric Pathology: An Atlas and Text, Pathol-
ogy of the Uterine Cervix with Pap Smear Correlation, chapter
3, p. 142, LippincottWilliams &Wilkins, Philadelphia, Pa, USA,
2012.

[16] O. Oliva, “Chapter 20. Endocervical stromal tumors, mixed
muellerian tumors, adenomyosis, adenomyomas and rare sar-
comas,” in Pathology of Female Reproductive Tract, G. L. Mutter
and J. Prat, Eds., pp. 447–448, Churchill Livingston Elsevier,
London, UK, 3rd edition, 2014.


