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LU Xiao-fang', WANG Zhu?, LONG Ling-li*, YANG Zheng'*

(1.Department of Pathology, The First Affiliated Hospital Sun Yat-sen University, Guangzhou 510080, China; 2.Department of
Medical Ultrasonics, The First Affiliated Hospital Sun Yat-sen University, Guangzhou 510080, China; 3.Center of Translational
Medicine, The First Affiliated Hospital Sun Yat-sen University, Guangzhou 510080, China)

Corresponding to; YANG Zheng; E-mail: yangzh25@mail.sysu.edu.cn

Abstract:  [Objective] Testicular adrenal gland remnant tumor (TART) is a rare benign tumor of testis, and frequently
associated with congenital adrenal hyperplasia (CAH). Tt was firstly described by Wilkins in 1940. So far, only a few cases have been
reported in the worldwide. But the histogenesis and pathogenesis of this lesion are still unknown. Due to its rarity, the diagnosis of this
lesion is a challenge for clinician and pathologists. This study summarized the clinicopathological characteristics of 13 cases of TART
for better understanding this rare disease.  [Methods] The clinical data and histological slides of archived 13 TART patients were
collected in the First Affiliated Hospital of Sun Yat-sen University during the period of 2009-2014. The radiological and histological
features of lesions, as well as their clinical manifestation and prognosis, were analyzed retrospectively. [ Results] All 13 cases derived
from the male patients with CAH. The average age was 12.15 years old (range 5-28 years). All of cases were bilateral testicular lesions
with solitary nodule in each testis, locating in rete testis or around the mediastinum testis. Ultrasonic examination revealed that all
testicular lesions were irregular in shape, measuring 0.2-4.0 em  (mean 1.1 cm), with hypoechogenic. Histological examination
showed that the tumor cells in testicular lesion looked like the histological features of adrenal cortex, with abundant eosinophilic
cytoplasm and inconspicuous nuclei. But there were rare mitotic figures and no necrosis observed in tumors. Immunohistochemical

staining revealed that the tumor cells were diffusely positive to vimentin and inhibin-a, but negative for neuroendocrine markers, such
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as chromograin A, synaptophysin and NSE. All patients were performed surgical excision of testicular lesion without postoperative

adjuvant treatment. The prognosis of all patients was very well and there was no evidence of tumor recurrence during the follow-up

period of 6 months to 6 years. [ Conclusion] TART is a rare tumor of the testis, and frequently associated with CAH. The ultrasonic

examination for CAH patients is helpful for the clinician to detect the testicular lesion in the early phase of disease and give an

appropriate management in time, and importantly, rescuing the normal function of involved testis.
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Table 1 The clinicopathological features of testicular

adrenal gland remnant tumor

Age/ History ~Immunohistochemistry  Follow
No. Size/cm

years of CAH vim Inhibin CgA Syn CD56  up
19 LI.OR0.9 P + o+ - - - 6 years
2 10 LOJRI1.0P + o+ - - - 6 years
3 10 LI1ORO.S - + part+ - o+ - 2 years
4 6 LI14R12P + 4 - - part+ | years
5 13 LOSRO8P + o+ - - part+ I years
6 15 LO9RO0S8P + 4 - - - 6 years
7 18 LOSR04 P + o+ - = part+ 6 years
8 28 L2.0R3.0P + o+ - - - 6 years
9 15 L3.0R4.0P + o+ - - - 6 years
10 6 LO3ROS5P + o+ - - - 6 years
115 LOSROSP + 4 - - - 5 years
12 15 LO02R08 P + o+ - - - 2 years
138 LO8BROSP + o+ - - - 2 years

All male, left and right testis concerned, no invasion, no

recurrence in follow—up period. L:left; R right; P Positive
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A: Testicular lesions were hypoechogenicwithirregular in shape; B: Some tumor nodules with rich blood flow; C:Some tumor noduleswerelack of

blood flow

B1 ZABFEREMR

Fig.1 Results of Ultrasound examination

A The tumor was nodular with clear boundary (40x);B: Seminiferous tubule is atrophy by compressed ,the white arrow shows the tumor, the

black arrow shows the compressed seminiferous tubule (100x);C:

Tumor cells arranged in cords and lymphocyte infiltration between tumor cells

(100x) ;D:  Tumor cells looked like the histological features of adrenal cortex, with abundant eosinophilic cytoplasm and inconspicuous nuclei. But

there were rare mitotic figures and with noadrenal medulla (400x );

E, F: Immunohistochemistry shows the tumor cells were diffusely positive to

vimentin and inhibin—a(400x ) (A-D with HE staining; E—FImmunohistochemical staining)
2 HAFMREREANFFE

Fig.2 Histological and immunohistochemical examination
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