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Male Patient”™
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Afectacion mamaria por linfoma de células del manto en un varon

Mantle cell lymphoma (MCL) represents 4% of lymphomas in
the United States and 7%-9% in Europe. This lymphoma is
diagnosed in patients with an average age of 60, and most
frequently affect males (ratio 2:1)." In spite of its extralymp-
hatic involvement (digestive tract, stomach, colon, liver, skin,
lacrimal glands and central nervous system),” MCL located in
the breasts is uncommon.” We present the clinical case of a
male patient with MCL of the breast, in whom surgery
provided adequate local control.

The patient is a 56-year-old man diagnosed with stage IIA
blastoid MCL, diagnosed by cervical and right axillary
lymphadenopathies. He was initially treated with radiothe-
rapy of the affected field (total dose 47 Gy) and rituximab
(4 doses), as he refused treatment with polychemotherapy.
Complete remission was reached, but 2 months after finalizing
treatment he presented a relapse with supradiaphragmatic
lymphadenopathies and a retroareolar mass in the right
breast, with a biopsy that was compatible with blastoid MCL
(Ki-67: 75%). For this reason, a second line of treatment was

initiated with alternating R-CHOP/R-DHAP chemotherapy
(4 cycles). When the response was evaluated after one month,
evidence of partial response was observed, and PET/CT
showed persistence of the right retroareolar mass (Fig. 1).
Given the partial response to treatment and due to the
solitary location of the lymphoma in the right breast, we
decided to resect the mass. Using a Stewart incision, we found
a mass causing nipple retraction and conducted a simple
mastectomy. The pathology study reported a mass measuring
4 x 2.5x3.7cm, proximal to the deep resection margin,
identified as an MCL (aggressive or blastoid), with 20-22
mitoses per 10 high-power fields. In the immunohistoche-
mistry analysis, the mass expressed CD20, CD79a, Bcl-2, PAX5
and CD5 with intense cyclin D1 overexpression and showed
lambda light chain restriction; the proliferative index (Ki-67)
was 70%, and a moderate expression of p53 was identified.
After another evaluation of the disease one month after
surgery, complete remission was observed, at which time an
autologous peripheral blood transplantation was performed.

Fig. 1 - PET-CT: (A) computed tomography demonstrating a mass measuring 4 X 3.5 cm in the right breast; (B) positron-
emission tomography showing evidence of a mass with hyperuptake in the right breast with an SUV,,,x of 12.
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Table 1 - Published Cases of Mantle Cell Lymphoma in the Breast.

Study Year Sex Age Laterality Symptoms Type Stage Treatment

Boullanguer et al.® 2001 Female 71 Bilateral Lymphadenopathies Secondary IIE Chemotherapy

Windrum et al.’ 2001 Female 53 Right Breast mass Primary IE Chemotherapy
+ autologous
peripheral blood
stem cell
transplantation

Fadare and Shukla® 2002 Female 77 Bilateral Breast mass Primary = =

Hill and Seale’ 2008 Female 90 Bilateral Breast mass Secondary IVE -

Dane et al.”’ 2011 Female 67 Left Breast mass Primary IIE Surgery +
chemotherapy +
radiotherapy

Present case 2015 Male 56 Right Breast mass Secondary IIE Radiotherapy +

Lymphadenopathies chemotherapy +

surgery +
autologous
peripheral blood
transplantation

Eleven months after the transplantation, a new systemic
recurrence was observed, and the patient died due to an
invasive fungal infection after neutropenic fever two months
later.

Primary breast lymphoma is rare, comprising 1% of non-
Hodgkin’s lymphomas and less than 3% of extranodal
lymphomas.? The definition of primary breast lymphoma
provided by Wiseman and Liao® and modified by Hugh et al.*
requires the presence of breast tissue very close to the
lymphoma, the absence of a personal history of lymphoma
and no extramammary dissemination except for the ipsila-
teral lymph nodes. Secondary breast lymphoma, which is
more frequent, is defined as the presence of systemic
lymphoma with simultaneous or subsequent breast involve-
ment. In clinical practice, it is difficult to distinguish between
primary mammary involvement with secondary dissemina-
tion and primary involvement in another area with secondary
mammary involvement.? In the case presented, the
lymphoma was secondary.

MCL is a non-Hodgkin’s lymphoma characterized by the
involvement of lymph nodes, spleen, blood and bone marrow,
with a short period of remission following conventional
therapies.! There are 3 histological growth patterns (mantle,
nodular and diffuse) and 4 cytological variations (classical,
small-cell, pleomorphic and blastic).” The t(11:14) chromoso-
mal translocation is the distinctive molecular alteration, with
overexpression of cyclin D1. According to the MCL Interna-
tional Prognostic Index, low-risk patients have a 5-year overall
survival of 60%, moderate-risk patients have a median overall
survival of 51 months, and high-risk patients have a median
overall survival of 29 months."

There are few case reports in the literature of MCL of the
breast (Table 1),°*° and, to our knowledge, this case is the first
describing MCL of the breast in a male.

Optimal therapy includes R-CHOP chemotherapy and
locoregional radiotherapy, which appear to reduce the risk
of local recurrence."? Surgical resection of breast lymphomas
has demonstrated poor local control. In patients treated with
surgery alone, in stages IE and IIE the 5-year overall survival
rates are 40.5 and 20.5%, respectively. Hence, surgical
resection should be avoided and is indicated only to obtain

biopsies.2 In the cases of breast MCL described in the literature,
only one surgical resection was performed, which, combined
with chemotherapy and radiotherapy, resulted in an overall
survival of 73 months. In our case, complete remission was
achieved for 11 months.

Therefore, considering the exceptional nature of this
single case and even though it is in direct contrast with what
is stated in the literature, in patients with MCL of the breast,
surgery could be useful to prolong the period of complete
remission.

REFERENCES

1. Vose JM. Mantle cell lymphoma: 2013 Update on diagnosis,
risk-stratification, and clinical management. Am ] Hematol.
2013;88:1082-8.

2. Cheah CY, Campbell BA, Seymour JF. Primary breast
lymphoma. Cancer Treat Rev. 2014;40:900-8.

3. Wiseman C, Liao KT. Primary lymphoma of the breast.
Cancer. 1972;29:1705-12.

4. Hugh JC, Jackson FI, Hanson J, Poppema S. Primary breast
lymphoma. An immunohistologic study of 20 new cases.
Cancer. 1990;66:2602-11.

5. Bertoni F, Ponzoni M. The cellular origin of mantle cell
lymphoma. Int ] Biochem Cell Biol. 2007;39:1747-53.

6. Boullanger N, Renou P, Dugay J, Boyer J, de Yberlucea LR,
Combe M, et al. Palpable mantel cell lymphoma in the
breast. Presse Med. 2001;30:163-5.

7. Windrum P, Morris TC, Catherwood MA, Alexander HD,
McManus DT, Markey GM. Mantle cell lymphoma presenting
as a breast mass. J Clin Pathol. 2001;54:883-6.

8. Fadare O, Shukla P. Another case of mantle cell lymphoma
presenting as breast masses. ] Clin Pathol. 2002;55:640.

9. Hill P, Seale M. Mantle cell lymphoma with bilateral palpable
breast masses. Breast J. 2008;14:303-5.

10. Dane F, Seker M, Fulden Yumuk P, Gunduz F, Peker O,
Basaran G, et al. Primary breast mantle cell lymphoma with
atypical relapse patterns. J BUO. 2011;16:181-2.

José Ruiz Pardo,™* Victor Lopez Lépez,?
Miguel Blanquer Blanquer,b Juan Cabezas Herrera,”
Antonio Piflero Madrona®


http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0055
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0055
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0055
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0060
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0060
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0065
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0065
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0070
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0070
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0070
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0075
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0075
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0080
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0080
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0080
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0085
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0085
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0085
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0090
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0090
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0095
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0095
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0100
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0100
http://refhub.elsevier.com/S2173-5077(17)30049-2/sbref0100

172 CIR ESP. 2017;95(3):170-178

aServicio de Cirugia General y del Aparato Digestivo, Hospital Clinico
Universitario Virgen de la Arrixaca, El Palmar, Murcia, Spain
bServicio de Hematologia y Hemoterapia, Hospital Clinico
Universitario Virgen de la Arrixaca, El Palmar, Murcia, Spain
“Unidad de Investigacion, Instituto Murciano de Investigacién
Biosanitaria (IMIB), Hospital Clinico Universitario Virgen de la
Arrixaca, El Palmar, Murcia, Spain

*Corresponding author.
E-mail address: josrp@hotmail.es (J. Ruiz Pardo).

2173-5077/
© 2016 AEC. Published by Elsevier Espafia, S.L.U. All rights
reserved.

Endosalpingiosis as an Obstructive Entity Simulatinga @

Sigma Neoplasm™

Endosalpingiosis como una entidad obstructiva simuladora

de neoplasia de sigma

Endosalpingiosis is the presence of ciliated tubal-type epithe-
lium in an ectopic location other than its normal origin in the
Fallopian tubes." There have been no studies that clarify the
most prevalent signs and symptoms of endosalpingiosis.
Patients may present pelvic pain or chronic pelvic inflamma-
tion, or endosalpingiosis may be found incidentally during
surgery.”* Occasionally, they may even manifest like tumors.”
Even when benign in nature, there are case reports of malignant
transformation to papillary serous adenocarcinoma.*

We present the case of a 67-year-old woman with a medical
history of hypertension, dyslipidemia and hysterectomy due to
symptomatic uterine fibroids with postoperative pelvic pain. She
was currently being studied due to constipation for several months
that could not be resolved with hygienic, dietary or pharmaco-
logical measures. In addition, the patient reported an important
amount of weight loss, together with rectal and vaginal bleeding.

Given the suspicion of an underlying neoplastic process, a
colonoscopy was performed, which demonstrated rigidity of
the rectum/sigmoid colon 15 cm from the anal margin, which
impeded passage of the colonoscope. No neoplastic-appearing
mucosal lesions were observed, so no colon biopsies were
taken. A lower gastrointestinal series (Fig. 1) revealed stenosis
of the sigmoid colon with no observed cause and absence of
diverticula that could demonstrate chronic diverticular
disease. Virtual colonoscopy (Fig. 2) showed the stenosis,
which was probably inflammatory in origin.

Given the persistence of the subocclusive patient
symptoms, we decided on surgery. During surgery, the lesion
in the sigmoid colon was observed, which caused stenosis and
was macroscopically suggestive of a tumor process with
superficial implants. The remaining structures of the cavity
appeared normal, so we conducted an oncological anterior
resection of the upper rectum. Postoperative evolution was
satisfactory, and the patient was asymptomatic at later
follow-up evaluations. The histology study defined the lesion
as endosalpingiosis occupying the entire muscular wall and
the pericolic adipose tissue, with muscular layer hypertrophy
and signs of fibrosis, but no signs of malignancy.

Endosalpingiosis is defined as the presence of Fallopian tube
tissue in an ectopic location, unlike miillerianosis, which is the
ectopic presence of at least 2 of the 3 components derived from
Miillerian tissue (endometrium, Fallopian tube epithelium and
endocervix).” The pathogenesis is not clear, and there are
currently 2 theories that attempt to clarify this anomaly:
coelomic metaplasia,® which is most widely accepted, and the
theory of implantation (transplantation of the tubal mucosa to
the peritoneal surface during surgical procedures or after
inflammatory processes).? In our case, the history of a previous
hysterectomy could be the origin of the sigmoid endosalpin-
giosis based on the theory of implantation.

There are discrepancies regarding the clinical manifesta-
tions of endosalpingiosis. According to Prentice et al.,” this
entity appears more in postmenopausal women and presents
less pelvic pain than patients with endometriosis or those
without endosalpingiosis. However, there are studies that
propose a greater association between endosalpingiosis and
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Fig. 1 - Barium enema study with sigmoid stenosis.
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