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ABSTRACT

Although being relatively uncommon, testicular primary germ cell tumours represent most of testicular tumours
in young and middle-aged men. Metastatic disease accounts for up to ten percent of initial presentation.

A 31-year-old man presented with a two-week history worsening left lumbar pain radiating to the ipsilateral
lower limb associated with claudication. The straight leg raise test was positive. Therapeutic failure prompted a
computed tomography scan, revealing an incidental retroperitoneal mass suspicious of metastatic adenopathy.
The patient underwent retroperitoneal mass dissection, followed by right radical orchiectomy. Pathological spe-
cimen analysis revealed a burned-out testicular tumour.

Burned-out testicular tumours are a rare entity that may present as extragonadal metastatic germ cell tumours,
often targeting the retroperitoneal region, with spontaneous histological regression of the primary testicular
lesion. These tumours are usually a challenging diagnosis, emphasizing the importance of physical examination
and scrotal ultrasound in the initial approach to these lesions.
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RESUMO

Embora relativamente incomuns, os tumores primarios de células germinativas do testiculo representam a maio-
ria dos tumores testiculares em adultos jovens e de meia-idade. A doenca metastatica representa até 10% das
manifestacdes iniciais destes tumores.
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Testiculares; Regressao Neopldsica Espontanea

Homem de 31 anos recorreu a consulta com duas semanas de evolucdo de lombociatalgia em agravamento e
claudicacdo. O “straight leg raise test” era positivo. Por faléncia terapéutica, foi submetido a tomografia compu-
torizada, revelando incidentalmente uma massa retroperitoneal, suspeita de adenopatia metastatica. O doente
foi submetido a disseccdo da massa retroperitoneal e, posteriormente, a orquiectomia radical direita. O exame
anatomopatologico revelou tumor testicular "burned-out".

Os tumores testiculares “burned-out” sdo uma entidade rara que podem ocorrer como doenca metastatica ex-
tragonadal de tumores de células germinativas, sobretudo na regido retroperitoneal, associada a regressao es-
pontanea histoldgica do tumor testicular primério. O diagndstico é habitualmente desafiante, pelo que o exame
fisico e a ecografia escrotal sdo cruciais na sua abordagem inicial.

PALAVRAS-CHAVE: Neoplasias Embrionarias de Células Germinativas; Neoplasias Retroperitoneais; Neoplasias

INTRODUCTION

Testicular tumours are an uncommon malignancy re-
presenting 1% of all adult neoplasms and 5% of urolo-
gical tumours.? Most testicular cancers are germ cell
tumours (GCT), which occur in men aged 15-35 years
old and account for 90% of all testicular tumours in the
histology specimens. Metastatic disease accounts for
up to 10% of the initial presentation of these lesions.?3

Some of the recognized risk factors for developing
testicular cancer include Klinefelter's syndrome, cryp-
torchidism, and a known family history of testicular
neoplasia.?

Burned-out testicular tumour describes a metastatic
GCT in extra-gonadal tissues, with spontaneous par-
tial or complete regression of the testicular tumour.
Metastases from testicular tumours typically spread
predominantly to the lymphatic nodal system, espe-
cially those in the retroperitoneal region. Other sites
of metastasis include the lungs, liver, bones, and other
visceral sites.* The primary testicular lesion is not de-
tectable during physical examination and ultrasound
findings range from small areas of variable echoge-
nicity, microcalcifications to a completely normal or
atrophied testis. Nodal or visceral metastasis repre-
sents the clinical manifestations of the disease.®>7 We
report a case of a 31-year-old man with a spontaneou-
sly regressed primary testicular tumour that presented
with involvement of retroperitoneal lymph nodes.

CASE REPORT

A 31-year-old man presented for consultation with a
history of two-week-old worsening left lumbar pain,
radiating to the ipsilateral lower limb, causing clau-
dication. The patient reported no other significant
complaints, such as paraesthesia or muscle weakness.
Physical examination revealed a significant muscle

contracture of the left paraspinal muscles, and a posi-
tive straight leg raise test at 40°. There were no other
relevant findings. The medical, family, and surgical his-
tory were also unremarkable.

The patient was initially medicated with etodolac and a
combination of paracetamol with thiocolchicoside. Af-
ter one week, upon reevaluation and due to persistent
pain, diazepam was included in the analgesic regimen.
Despite this, the patient showed no response to the
prescribed therapy. The worsening pain accompanied
by the onset of left lower limb distal paresthesias and
muscle weakness, tramadol was associated, and a lum-
bar computed tomography (CT) scan was requested.
CT revealed a suspicious retroperitoneal mass.

The patient was referred to the emergency depart-
ment for unmanageable pain. Physical exam failed to
reveal palpable abdominal mass or lymphadenopathies
in the supraclavicular, axillary, or inguinal regions. Ab-
domino-pelvic CT scan showed a large retroperitoneal
contrast-enhancing mass, exhibiting coarse calcifica-
tions and both cystic and solid components, involving
circumferentially the right ureter, leading to chronic
atrophy of the right kidney. The mass exhibited a ma-
ximum axial diameter of 10.5 cm (Fig. 1), and it was
suspicious for metastatic adenopathy. Other differen-
tial diagnoses were also considered, such as sarcoma,
lymphoma, or retroperitoneal fibrosis, although these
were deemed less likely.

A CT-guided histologic biopsy of the mass was perfor-
med; however, the results were inconclusive. Subse-
quently, the patient underwent an exploratory laparo-
tomy for the excision of the retroperitoneal and pelvic
masses and total nephrectomy. The postoperative pe-
riod was uneventful.

Histologic examination of both masses on haemato-
xylin and eosin (H&E) showed a neoplasm with mul-
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ticystic and solid areas. The multicystic component
(Fig. 2A) was comprised by fibrous septa of varied
thickness, lined by squamous, columnar, and mucinous
epithelium. The solid component presented a miscella-
neous of architectural patterns, namely glandular and
micropapillary (Fig. 2B), solid (Fig. 2C) and trabecular.
Immunohistochemistry studies showed positivity for
SALL4 (Fig. 2D) and diffuse positivity for cytokeratins
AE1/AE3 (Fig. 2E) and Camb5.2, and, in the absence of
expression of WT1, PAX8, chromogranin A, SOX10,
PS100, TTF1, CDX2, HepParl, GATAS, PSA, SMA and
desmin.® Based on these findings, a diagnosis of GCT
with characteristics of teratoma and somatic-type ma-
lignancy in the form of carcinoma was favoured. The
surgery was a RO resection, with no residual lesions.

In view of these findings, the patient was referred to
the urologic consultation and reported no history of
cryptorchidism, testicular pain, or noticeable masses.
A careful physical examination of the scrotum was car-
ried out and no masses or nodules were palpable bila-
terally, although the right testicle had a slightly larger
volume and rougher consistency.

Testicular tumour markers revealed a normal serum
levels B-human chorionic gonadotropin (B-HCG) (< 0.2
IU/L), serum lactate dehydrogenase (176 ng/mL) and
a-fetoprotein (AFP) (0.9 ng/mL).

Scrotal ultrasound revealed scattered microcalcifi-
cations and scar tissue on the right testicle, without
distinct testicular masses or nodules suspected of ma-
lignancy (Fig. 3).

FIGURE 1. Axial and coronal contrast-enhanced abdominal and pelvic CT scan showed a large complex cystic and solid retroperitoneal mass
on the right side of the aorta (arrowheads). This lesion involves the right ureter with consequent right kidney atrophy (arrow).

FIGURE 2. Retroperitoneal mass. A) H&E, 40x. Cystic areas covered by glandular epithelium showing goblet cells B) H&E, 20x. Glandular and
micropapillary pattern. C) H&E, 40x. Solid pattern, showing atypical cells with oval and vesicular nuclei, with fine chromatin, inconspicuous
nucleoli and moderate, eosinophilic and slightly granular cytoplasm. D) IHC, 20x. SALL4 focally positive on cystic component. E) IHC, 20x.
Cytokeratin AE1/3 positive. Orchidectomy specimen. F) H&E, 20x. Extensive hyalinized fibrosis with mild lymphoplasmacytic infiltrate and
increased of small blood vessels, surrounding residual seminiferous tubules.
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FIGURE 3. Ultrasound of the right testicle showed diffuse heterogeneous echotexture and scattered microcalcifications. There are no distinct

testicular masses or nodules suspected of malignancy.

Right radical inguinal orchiectomy was performed,
with the insertion of a scrotal prosthesis. The histolo-
gic analysis of the removed testicular tissue revealed
areas of fibrotic scarring, with no viable seminoma or
non-seminomatous elements (Fig. 2F). These findings
were consistent with the diagnosis of spontaneous re-
gression of a GCT, also known as burned-out GCT.

DISCUSSION

Burned-out testicular tumours are a rare occurrence,
usually presenting a challenging diagnosis. Seminoma,
a germ cells tumour subtype, is the most common his-
tological type of testicular tumour associated with a
burned-out testicular tumour, followed by embryonal
carcinoma.®? Careful physical examination and scrotal
ultrasonography of both testes are essential for iden-
tifying the primary lesion site and detecting the re-
gressed tumour. Furthermore, a thorough assessment
of the abdomen, cervical, axillary, and supraclavicular
areas, along with an evaluation for gynaecomastia, is
crucial for an accurate management.

In individuals with seminoma GCT, serum tumour
markers demonstrate low sensitivity, often displaying
a mostly normal range. Serum B-HCG levels may be
either elevated in seminoma or non-seminoma GCT,
and elevated serum AFP levels raise suspicion for non-
-seminomatous GCT. Elevated tumour markers, in the
presence of a normal testicular exam with retroperi-
toneal adenopathy, may be sufficient for the diagno-
sis of burn-out GCT.2° In this reported case, tumour
markers were within normal values, as expected, since
the tumours markers were only requested after the RO
retroperitoneal mass excision, and the primary testicu-
lar tumour was no longer viable.

Primary retroperitoneal GCT exhibit a more aggressive
nature compared to primary testicular GCT. Accurate
discrimination between primary retroperitoneal GCT
from burned-out testicular tumours is crucial, since
treatment options differ substantially, due to the na-

ture of primary retroperitoneal GCT being more resis-
tant to chemotherapeutic agents.*

Treatment of a burn-out primary testicular tumour re-
quires orchidectomy with or without adjuvant chemo-
therapy and/or radiation. Despite its aggressiveness,
primary testicular GCT have an excellent prognosis,
being associated with high cure rates, with an overall
long-term survival of 97%, regardless of the stage of
the disease. Proper surveillance requires regular clini-
cal evaluation, measurement of serum tumour markers
and cross-sectional imaging to early identify patients
who might have a relapse.**?

Retroperitoneal masses may be evident through diver-
se presentations, including low back pain, abdominal
discomfort, or enlargement of the abdominal perime-
ter. In case of persistent lumbar pain for several weeks,
organic cause should be suspected, warranting further
evaluation. This case report emphasizes the potential
for burned-out testicular tumours to present with a
retroperitoneal mass in middle-aged males. Conse-
quently, when a retroperitoneal mass is identified in
a young man, it is crucial to carefully evaluate both
testicles. Despite a normal physical examination of the
scrotum, and ultrasound should be performed.
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