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Ectopic Breast Tissue in the Vagina Detected at the Median
Episiotomy Site

Kyoung-chul Chun?, Myounghwan Kim® ¢

Abstract

When regression of the milk line remnants fails during embryogen-
esis, ectopic breast tissues can arise at any point along the embryonic
milk lines. However, ectopic breast tissues could also arise outside the
milk lines. A 30-year-old pregnant woman delivered at 38 3/7weeks
gestation by normal birth. In the inner side of the hymen at the me-
dian episiotomy site, a grayish-brown soft tissue was noted. A clini-
cal provisional diagnosis of inclusion cyst was made. Postoperative
histology showed the pathological features of a breast tissue. Excision
is recommended for confirming this pathology and treatment. Despite
its rarity, ectopic breast tissue should be considered in the differential
diagnosis. This is the first case, to our knowledge, of vaginal ectopic
breast tissue in a parturient woman.

Keywords: Ectopic breast tissue; Episiotomy; Inclusion cyst; Vagina

Introduction

Ectopic breast tissues may arise at any point along the em-
bryonic milk lines, which extend bilaterally from the axilla to
the medial aspect of the upper thigh [1]. The milk lines nor-
mally disappear, except in the thoracic region where the nor-
mal breast tissue develops. However, when regression of the
milk line remnants fails during embryogenesis, the breast tis-
sue develops in the ectopic area. Ectopic breast tissues can also
arise outside the milk lines. Ectopic breast tissues have been
reported in the axillae and vulva and less commonly in the but-
tock, neck, face, flank, arms, hips, shoulders, and back [2, 3].
Van der Putte proposed the normal existence of mammary-
like anogenital glands and dismissed the traditional theory of
ectopic breast tissue [4]. However, this theory seemed not to be
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universally accepted, with some authors suggesting the pres-
ence of both mammary-like glands and ectopic breast tissues
in the anogenital region [5]. Atwal et al recently demonstrated
a vulval fibroadenoma with adjacent supernumerary breast tis-
sues [5]. This finding added further evidence to the existence
of ectopic breast tissues in the anogenital region, perhaps in
combination with anogenital mammary-like glands.

Here, we describe a case of a vaginal ectopic breast tissue
found after normal vaginal delivery. To the best of our knowl-
edge, this is the first reported case of vaginal ectopic breast
tissues.

Case Report

A 30-year-old pregnant woman, gravida 1, para 0, at 37 weeks
gestation was referred to our hospital for a Cesarean section
because she had a history of laparoscopic right ovarian cys-
tectomy and myomectomy at Sanggye Paik Hospital in Seoul,
Korea the previous year. Her operation record showed that she
had subserosal myomectomy and ultrasound examination re-
vealed a vertex presentation and placental location at the an-
terior wall of uterus. Given that the risk of uterine rupture is
low in patients who have undergone subserosal myomectomy,
we decided to attempt a vaginal delivery. Moreover, she com-
plained that she had recently started experiencing pain in the
posterior vaginal wall.

At 38 weeks and 3 days of gestation, she was sent to the de-
livery room due to complaints of regular abdominal pains and
watery vaginal discharge. Labor augmentation was performed
with oxytocin, and the patient delivered a healthy male infant,
who weighed 3,235 g, by vaginal delivery. In the inner side of
the hymen at the median episiotomy site, approximately 2 cm
of grayish-brown soft tissue was noted. A clinical provisional
diagnosis of inclusion cyst was made. Excision of the cyst was
performed. Postoperative histology showed simple or complex
glands lined by luminal columnar epithelium surrounded by
myoepithelial cells in fibrocellular stroma (Fig. 1A). Immuno-
histochemical testing result was positive for CKS5, CK6, p63,
pancytokeratin, CD10, and progesterone receptor (Fig. 1B-D)
but negative for CD34 and estrogen receptor. The pathological
features were those of breast tissues.

Discussion

The primitive embryological milk line appears in the fifth week
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Figure 1. Histologic findings of anogenital mammary-like glands. (A) Simple or complex glands lined by luminal columnar epi-
thelium surrounded by myoepithelial cells in fibrocellular stroma (H&E, x 100). Focal expression of CK5 (B) in both luminal and
myoepithelial cells is found. CD10 (C) and p63 (D) immunostaining was positive in myoepithelial cells.

of gestation when the embryo is 7 mm in length and extends
from the axilla to the medial aspect of the groin. Soon thereaf-
ter, the milk line involutes, except in the mid-thoracic region
where it forms band-like epidermal thickening and develops as
a mammary ridge and then into the breast. Incomplete involu-
tion of the mammary streak gives rise to ectopic mammary
tissues along the embryonic milk line. Mammary glands are
modified sweat glands that develop from the mammary ridges,
which extend from the axilla to the groin [6]. Accessory mam-
mary glands occur more frequently in women than in men, and
are generally sporadic, although familial forms have also been
reported [7]. The traditional theory of ectopic breast does not
support the presence of the vulvar and perineal ectopic breast
tumors as seen in this case. Van der Putte suggested that spe-
cialized glands identical to the mammary glands normally ex-
ist in the anogenital area and have a close relationship with the
eccrine glands. These glands are called mammary-like anogen-
ital glands which are present in the anogenital region and are
thought to be adnexal glands similar to mammary glands. Van
der Putte’s theory also states that the formation of these lesions
does not require the existence of normal breast tissues [4, 8, 9].

In 2006, Atwal published a case of previously documented
supernumerary mammary tissue-originating vulvar fibroad-
enoma, describing a lesion that histopathologically mimicked
a fibroadenoma with positive estrogenic receptors on immuno-
histochemistry and with healthy mammary tissues surrounding
the lesion [5]. The presence of ectopic mammary tissue that is
characteristically normal and surrounds a lesion, described as
fibroadenoma, supports the theory of ectopic mammary tissue
and shows that not all fibroadenomas are derived from anogen-
ital glands similar to the breast, as van der Putte confirmed [4,
10]. Currently, a distinction is made between ectopic breast tis-
sues and mammary-like anogenital glands, which are located
at a more medial site proximal to the labia minora. These struc-
tures are simpler and present in greater numbers [4]. However,
differentiation between the two entities is very difficult due
to their remarkable similarities [7]. The immunohistochemical
profile of mammary-like anogenital glands is also very similar
to that seen in normal breast tissues [11]. Given that the tissue,
in our case, was found at the posterior vaginal mucosa, just
inside the hymenal ring, it more likely originated from mam-
mary-like anogenital glands.

Ectopic breast tissues are subject to hormonal response
and undergo physiologic changes, such as enlargement and
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milk secretion, during pregnancy. In addition, these tissues
may develop various pathological changes, such as fibroad-
enoma, fibrocystic changes, sarcomatous changes, and carci-
noma. However, carcinoma secondary to accessory breast tis-
sue is rare, accounting for approximately 0.3% of all breast
carcinomas [12]. There is no evidence that these changes are
more frequent in accessory breasts [13]. For vulvovaginal le-
sions, differential diagnosis includes carcinoma, Bartholin
gland disorders, epidermal inclusion cyst, and crural hernia.
Excision is recommended for the pathologic confirmation and
treatment of vulvovaginal lesions as well as of other lesions in
ectopic breast tissues; however, liposuction has also been used
[14]. Needle biopsy can be considered for histologic confirma-
tion before excision.

We report the first case of a vaginal ectopic breast tissue in
a parturient woman. Differential diagnosis of vaginal lesions
should include this entity, especially given that it changes its
size cyclically with menstruation and during pregnancy and
lactation. The lesion itself should be excised, as this is a gen-
eral consensus for vulvar and other ectopic breast tissues. No
guidelines exist regarding follow-up in these patients in terms
of whether to screen for ectopic breast malignancy or recur-
rence of ectopic tissue. Although the incidence of malignancy
or recurrence is quite rare, ectopic breast tissues should also
be considered in the differential diagnosis, especially during
delivery.
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