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ABSTRACT

Background: Primary epididymal adenocarcinoma (PEA) is very 
rare disease with only about twenty described cases in the literature. 
Therefore, there is no standard treatment up to date. Case presentation: 
We present the case of young man (34 years of age) with a locally 
advanced PEA treated by definitive radiotherapy to the scrotal and groin 
region. This patient had a complete recovery and the positive outcome 
continues today, ten years after radiotherapy, with relatively minor late 
effects including telangiectasia and fibrosis. Conclusion: The patient 
enjoys a very good quality of life including penile erection. The presented 
case describes an unusual, very positive, therapeutic response of a locally 
advanced carcinoma of the epididymis.
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BACKGROUND

Primary tumors of the epididymis (PEA) are extremely rare and in most 
cases they are benign. Malignant tumors of the epididymis only occur in 
about 25% of all cases and the most common are rhabdomyosarcomas 
[1]. Metastases from other tumors can also occur in epididymis, such as 
adenocarcinomas from the gastrointestinal tract, prostate or lungs [2-5].

Primary adenocarcinoma of the epididymis is a tumor disease growing 
from epididymal epithelial cells. The literature contains dozens of case 
reports that document the rather poor prognosis of this disease [6,7]. 
Tumor growth is locally invasive and can spread to peri-epididymal 
soft tissue, the spermatic cord and testes. It manifests as a painful mass. 
Lungs, bone and abdominal organs are common metastatic sites [8]. In 
2008 Ganem JP, et al. [8] found only 22 cases in the literature, in 2017 
Zi-jun Zou published an update that only identified 17 cases of PEA [9].

CASE PRESENTATION

A 34-year-old male came to the urology department with a two-month 
history of painful and “squeezed” left hemi-scrotum. An inguinal radical 
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orchidectomy and orchiectomy was conducted with the 
finding of an enlarged epididymis with a total size 7×1.5×1 
cm and with a gray-white, solid, cylindrical tumor measuring 
3.0×1.5×1.5 cm which appeared as a homogeneous structure 
surrounded by a sharp boundary.

The histological finding described the adenocarcinoma of 
the epididymis as tubular, papillary, with low differentiation, 
with high and atypical mitotic activity (MAI 10 and more 
mitoses/10 HPF). Well-differentiated tumor structures were 
found, too. Apparent and relatively frequent endo-lymphatic, 
endo-venous and (peri) endo-neural tumor permeation was 
detected. No tumor infiltration of the funiculus spermaticus 
(spermatic cord) was found. There was polynodular style of 
tumour growth with predominantly massive desmoplasia, 
the creation of pseudo capsules and incomplete septal 
separation of tumour structures. Malignant tumour 
penetration and perforation of pseudo capsules were seen. A 
detailed description of the histopathology was presented in 

the original article [13].

A post-operative CT/PET in February 2007 was negative, 
nevertheless, elective retroperitoneal lymphadenectomy 
was indicated. Although the role of this procedure in the 
treatment of adenocarcinoma of the epididymis is not 
clear, according to published case reports, occurrence of 
retrioperitoneal metastases is common [14].

The adenocarcinoma metastases were confirmed in three 
retroperitoneal lymph nodes in our patient. Due to the 
extremely low number of patients with this diagnosis, 
there are no clear recommendations for adjuvant therapy. 
Paclitaxel and platinum-based adjuvant chemotherapy was 
refused by the patient.

The patient did not come for the follow-up appointments 
either, however, after 6 months he was referred by a 
practitioner back to our clinic for a local recurrence of the 
tumor which measured 8×4×5 cm and penetrated into the 
skin of scrotum (Figure 1).

Figure 1: Locally advanced tumor of the epididymis prior to radiotherapy.

Local finding with infiltration of the skin was not considered 
operable, CT showed no distant dissemination, therefore 
radiotherapy was indicated for the area of tumor recurrence 
with a palliative intent. The patient was referred for 
cryopreservation of sperm before treatment. Spermiogram 
was normal. However, due to the patient’s young age a 
relatively high “radical” dose of radiation was chosen (2,5 
Gy per fraction, 25 fractions, the biologically equivalent dose 
was 73.5 Gy). The technique of conformal (3D) radiotherapy 

was used. The patient tolerated the significant acute reaction, 
particularly the desquamative dermatitis, very well. After 
the radiotherapy a complete remission of the disease (Figure 
2) was achieved based on a clinical examination as well as
imaging methods. The remission has persisted for 10 years. 
Late changes after irradiation included telangiectasia on the 
skin and fibrosis under the skin. This was most apparent 3 
years after the treatment.

Figure 2: Three months after radiotherapy a complete remission was achieved.
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Atrophy of the subcutaneous tissue is apparent now, which 
was documented both clinically and photographically 
(Figure 3). The patient does not have lymphoedema of the 
scrotum or penis, has no functional problems and urinates 
without compliant. Erectile function was preserved but 
without ejaculation. Examinations of the lung, abdomen 
and pelvis do not show any metastases. Laboratory tests 
including testosterone levels have been performed on 

each visit every three to six months. All laboratory tests, 
including blood counts and biochemical parameters, were 
in the norm. Metastases were not detected on the imaging 
methods either. The first biochemical signs of primary 
hypogonadism (low testosterone level) were detected 5 
year after radiotherapy. The endocrinologist recommended 
substitution of testosterone and it is ongoing till now.

Figure 3: Ten years after treatment, the regression of post-radiation late effects can be seen.

DISCUSSION

This relatively rare type of tumor in the epididymis has no 
clear or standard treatment which would normally include 
surgical removal of the tumor. According to other published 
cases, the importance of retroperitoneal lymphadenectomy 
in patients is in the control of locoregional disease. It may 
be curative even in case of proven lymphadenopathy 
and should be performed in all patients without distant 
metastases [14]. Each clinician must also consider the value 
of a retroperitoneal lymphadenectomy and, eventually, 
the appropriate adjuvant systemic therapy, i.e., most often 
chemotherapy or less often radiotherapy [10]. The use 
of radiotherapy has been rarely reported and its effect is 
considered palliative with a very short duration [11].

There was a case report published in 2015 involving a 
radiotherapy-treated adenocarcinoma patient, however, the 
follow-up lasted only 9 months [12]. In 2012 we published 
the treatment results of this case, at that time 5 years after 
the radiotherapy [13]. Since the oncologic, as well as the 
favorable functional outcome, has persisted for more than 
ten years now, we decided to republish this case with a 
longer follow-up period.

We present excellent results of radical radiotherapy for 
a recurrence of locally advanced adenocarcinoma of the 
epididymis with metastases into the retroperitoneum, in a 
34-year-old male. Complete remission was achieved and 
continues. The patient has an excellent quality of life and 
retains functional sexual and urinary outcomes. He had no 
problems, no complaints. In this case, the late side effect of 

radiotherapy was only primary hypogonadism caused by 
the dose of radiation on the testicular area. Other symptoms 
which are usually associated with hypogonadism (hair loss, 
erectile dysfunction, etc.) did not appear. The patient then 
had testosterone replacement.

Although the late post-irradiation changes are considered 
irreversible, the patient did experience partial spontaneous 
regression of scrotal and penile fibrosis.

CONCLUSION

The treatment for this type of tumor includes usually 
surgical treatment in the event of metastases in lymph 
nodes or distant metastases using chemotherapy. Our report 
demonstrates possible inclusion of radical radiotherapy into 
the treatment algorithm. 
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