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INTRODUCTION
It is believed that about 20 to 25% of invasive

cervical neoplasms are of the endocervical
adenocarcinoma type, with an increasing
incidence over the years.” Gastric-type endocervical
adenocarcinoma, a particularly aggressive subtype, was
first described by Kojima15 in 2007, initially defined as
a malignant neoplasm identified by the expression of
gastric mucin and with a morphology analogous to the
glandular epithelium of the pylorus. Due to its rarity, it
was only in 2014 that this condition was recognized as a
histological subtype of cervical cancer, being included in
the World Health Organization Classification of Female
Genital Tract Tumors (WHO 2014).

Endosalpingiosis is a benign incidental finding of
surgery or microscopic analysis first documented by
Sampson17 in the mid-1930s. It is a rare condition,
described as the finding of tubal-like glandular epithelium
outside the fallopian tubes and without endometrial
stroma, being analogous to endometriosis.

The present study reports the case of a 59-year-
old female with gastric-type cervical adenocarcinoma
and an incidental finding of endosalpingiosis, two rare
conditions.

CASE REPORT

A 59-year-old patient (menopause at 45 vyears,
six gestations, two abortions and four childbirths), with
hydrorrhea and cytopathological examination of the
uterine cervix with repeated finding of squamous cell atypia
of undetermined significance (ASCUS), was attended.
The transvaginal ultrasound (TVUS) demonstrated a large
amount of homogeneous liquid content in the endometrial
cavity, and an oval hyperechogenic image of well-
defined limits, measuring 6X5 mm, located along the
left lateral margin of the endometrial margin. This finding
was difficult to differentiate from a polyp and submucosal
leiomyoma. The cervix uteri showed an echogenic
area containing multiple small cystic areas along the
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lining of the endocervical canal. She was submitted to
colposcopy and a biopsy was performed, which showed
moderate chronic cervicitis with squamous metaplasia.
Hysteroscopy was indicated, but the patient did not return,
and the diagnostic workup was discontinuous.

She returned after two years still complaining of
hydrorrhea and the diagnostic investigation proceeded.
On physical examination, she had increased uterine
volume. The TVUS and cytopathological examination of
the uterine cervix showed a small amount of homogeneous
fluid inside the endometrial cavity, and cervix uteri with
echogenic area containing multiple small cystic areas
along the endocervical canal and atypical glandular
cells of undetermined significance. She was submitted
to hysteroscopy and endocervical canal resection,
with results of “in situ” adenocarcinoma, endocervical
pattern; endocervix with focal intestinal metaplasia
and tubal metaplasia; endocervical margin coincident
with the neoplasm and ectocervical margin free from
neoplasm. An uneventful total hysterectomy (type A) with
laparoscopic bilateral adnexectomy was performed.

Histopathological examination of the uterus and
adnexa were consistent with: 1) mild and nonspecific
chronic cervicitis; 2) endometrium with an atrophic pattern;
3) atrophic ovarian tissue with epithelial inclusion foci;
4) uterine horn without significant histological changes;
5) fragments of fibro-muscular tissue interspersed with
congested vessels; and 6) foci of nonspecific chronic
inflammation. A complementary report indicated a
gastric-type endocervical adenocarcinoma with surgical
stage IB123 (Figure 1).

A positron emission tomography was performed
without metabolic signs of neoplasia. A complementary
treatment included National Comprehensive Cancer
Network, lymphadenectomy and parametrectomy. This
procedure, vaginal vault resection, inframesenteric pelvic
and retroperitoneal lymphadenectomy and omentectomy
were performed and failed to show histopathological
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metastases in resected lymph nodes (8 retroperitoneal /9
left pelvic/é right pelvic) and in 1 left pelvic lymph node
presented cystic area with epithelial lining (celomic
pattern) with mucoid/eosinophilic aspect content.
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FIGURE 1- Uterine cervix presenting gastric—type endocervical
adenocarcinoma in situ with proliferated epithelium,
forming cysts with papillae in the lumen, with mild
to moderate atypia, sparse mitotic figures, large,
eosinophilic or finely vacuolated cytoplasm. Hematoxylin

stain (100x). A) 100 x B) 100 x C) 400 x.

An immunohistochemical analysis of the left pelvic
lymph node was requested, with positivity for markers
AE1/AE3 and WT-1, negativity for calrefinin, p53
protein, monoclonal CEA and p16, compatible with
glandular inclusion, endosalpingiosis or mullerianosis in
the lymph node.

Quarterly follow-up in the first year, four-monthly
in the second year, semester from third to fifth year and
annual from the sixth year, was proposed.

DISCUSSION

Our case refers to a gastric-type endocervical
adenocarcinoma, a rare subtype of endocervical
adenocarcinoma which, unlike the usual endocervical
adenocarcinoma, is not related to the human papilloma
virus (HPV).

The clinical picture of gastric-type adenocarcinoma
is characterized by abundant and watery vaginal
discharge, abnormal uterine bleeding, often located in the
upper endocervical portion, associated with increased
volume of the uterine cervix due to diffuse growth, being
described as cervix-shaped barrel.
samples, it shows only nonspecific changes.

This neoplasm presents a differentiated pattern of
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metastasis to uncommon locations, such as the omentum,
abdomen, ovaries, and other distant locations.” In
addition, patients with gastric-type adenocarcinoma
may present with Peutz-Jeghers syndrome, defined as an
autosomal dominant disease that expresses itself due to a
germline mutation of STK11.

One study showed important differences between
endocervical adenocarcinoma of the usual type and of
the gastric type regarding the behavior of the tumor and
the survival rate, with significantly worse clinical outcomes
for patients with gastric type adenocarcinoma, even when
pairing the stages of these diseases. © A common feature
between these two types of neoplasms is the patients’
onset age, which is between 49 and 51 years.

The WHO defines endocervical tumors with
gastric  phenotype as endocervical
adenocarcinoma  associated  with a  gastric-type
differentiation”, subdividing them into atypical lobular
endocervical glandular hyperplasia and gastric-type
adenocarcinoma. However, this description does

“a  mucinous

not provide sufficient criteria to diagnose the tumor
morphologically, and does not provide information about
the etiology, clinical or biological characteristics of these
aggressive neoplasms either.“*" According to Kojima
the histological recognition of this condition is made
by finding cells with clear, voluminous, and even pale
eosinophilic cytoplasm with distinct borders throughout
the tumor area.” Immunohistochemical evidence of
gastric differentiation can occur by expression of MUC6
and HIK10839, but HIK1083 is not routinely used for
diagnostic purposes and MUC6 is not fully specific.

Glandular lesions of the gastric type can present in
different ways. Examples of benign lesions are lobular
endocervical glandular hyperplasia, simple gastric
metaplasia, and cluster tunnel (type A). Premalignant
or in situ lesions include atypical lobular endocervical
glandular hyperplasia and gastric-type adenocarcinoma
in situ. Among the malignant lesions, we can cite the
gastric-type adenocarcinoma and the mucinous variant
of minimal deviation adenocarcinoma.

The differential diagnosis of well-differentiated
gastric-type  endocervical adenocarcinoma includes
lobular endocervical glandular hyperplasia and diffuse
laminar glandular hyperplasia. Lobular endocervical
glandular hyperplasia may present as a well-demarcated
or cystic mass composed of a laminar proliferation of
closely demarcated glands of the underlying stroma and
covered by a gastric-type mucinous columnar epithelium
with insipid nuclei,22 and the immunohistochemistry is
similar to gastric-type endocervical adenocarcinoma,
with positive expression of gastric mucin and MUCé and
HIK1083 markers. ” The use of three markers, SMA, p53
and PAX2, aidin the diagnostic differentiation, with positive
SMA in gastric-type endocervical adenocarcinoma
and negative around lobular endocervical glandular
hyperplasia,” immunohistochemical staining with positive
wild-type p53 mutation in lobular endocervical glandular
hyperplasia and positive PAX2 in lobular endocervical
glandular hyperplasia and negative in gastric-type
adenocarcinoma.

Regarding the differential diagnosis of moderately and
poorly differentiated forms of gastric adenocarcinoma,
there are  endometrioid  adenocarcinoma  and
endocervical adenocarcinoma of usual type, in which
the first is HPV and p16 negative, and the second has
pseudoendometrioid features.

The ovarian conservation in patients with gastric-type
adenocarcinoma during treatment may not be advised.
Omentectomy is usually advised as part of surgical
treatment. However, the gastric-type adenocarcinomas
areresistantto conventional chemotherapy treatmentwhen
compared to the usual endocervical adenocarcinoma
associated with HPV.

Endosalpingiosis is a rare condition; however, it
can affect approximately 7% of women undergoing
laparoscopy.” This condition occurs in women of all ages,
although it may preferentially occur in post-menopause,
as showed in this study. It has also been described that it
may be associated with other entities, with endometriosis
occurring  simultaneously in 35% and gynecologic
malignancy in about 50% of cases.” In a cohort with
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58161 patients who underwent gynecologic surgery,
uterine cancer and ovarian cancer were more frequently
in women with endosalpingiosis, without differences in the
frequency of cervical cancer.

ltisunclearifthe association between endosalpingiosis
and other gynecological entities is a true association or
the result of a lack of control group. Although, one study
compared women who underwent surgery for sterilization
with women undergoing surgery for other reasons, finding
a higher prevalence of endosalpingiosis in the second
group.

It may be an incidental finding located in the
peritoneum, bladder, intestine, vermiform appendix,
skin and pelvic, para-aortic, inguinal and femoral lymph
nodes, in addition to mimicking metastatic carcinoma.
Upon inspection of cell morphology, the endosalpingiosis
presents as small glands lined with ciliated tubal epithelial
cells, being differentiated from metastatic carcinoma
because it is different from the primary tumor, and lacks
cell atypia, desmoplasia and mitosis.” Another methods
described for distinguishing between endosalpingiosis
and lymph node metastasis are tissue rinse liquid-based
cytology 10 and immunohistochemestry markers.

There are descriptions that endosalpingiosis is an
asymptomatic condition, although others indicate the
occurrence of dysmenorrhea, abnormal uterine bleeding,
chronic pelvic or lumbar pain and infertility.
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