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CASE REPORT

A Case of Adrenal Cystic Pheochromocytoma with Contralateral Adrenocortical
Adenoma Causing Subclinical Cushing’s Syndrome

Chang Jun Park, Joo Wan Seo, Hyeog Gyu Seoung, Jung Hee Koh, Yong Jae Lee, Bo Hyun Kim, In Ju Kim

Department of Internal Medicine, Pusan National University School of Medicine, Busan, Korea

Bilateral adrenal neoplasms are associated with metastatic cancer, pheochromocytoma and lymphoma. The coexistence of a unilat-
eral functioning adrenocortical adenoma with contralateral pheochromocytoma is extremely rare. A 52-year-old woman com-
plained of fatigue, headache, palpitation, and progressive weight gain. Hormonal assessment demonstrated high 24 hours urine
epinephrine, norepinephrine, and free cortisol. A dexamethasone suppression test (overnight 1 mg, low dose 2 mg) showed insup-
pressible cortisol. Computerized tomographic scanning revealed a bilateral adrenal tumor. To preserve adrenal function, right ad-
renalectomy along with left adrenal tumorectomy was performed. Histological finding of the right adrenal tumor was pheochromo-
cytoma and the left adrenal tumor was adrenocortical adenoma. This patient was the first case of a functional adrenocortical ade-
noma with contralateral cystic pheochromocytoma in Korea. We report the case with a review of the literature. (Endocrinol Metab

27:323-328, 2012)
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A a A 267 IU/10|90E @4 UEE 1439 mmol/L, ZHE 392
mmol/L$Tt}
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% = H 1k} 6.5 cm 3719 YEA] &
7} A= ATk Fig. D.
LH2H|ZAE €3 o9yl Z8 0.050 ng/mL (L], 0.0-0.3) =2
o] 27 0.096 ng/mL (L], 0.0-0.8), 24A17F A 2 H|ER| =
2 3718 mg/day (FFaLA], 0.00-1.30), PR AH(vanillylmandelic
acid, VMA) A& 11.63 mg/day (Fa12], 1.20-6.52)F AlsE|o] 744
A|2z0] AL ITH(Table 1. 24A17F AW 5 2E]4 19558 pg/day
FaLA], 21-89)= F7I1jE 274 Kol o421 1 mg GAMERE ¢
A A AlYeEYlaL, % A 2EE-2 9.85 pg/dL (L], 5 pg/

Table 1. Twenty-four hours urine test

Metanephrine  Vanillyimandelic Cortisol

(mg/day) acid (mg/day) (ng/day)

Preoperative level 3718 11.63 195.58
Reference range 0.00-1.30 1.20-6.52 21-85
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dL ofstz 7= AAEA] okt A8 GabHElE oA HAE
ol Y FEE|E-L 949 pg/dL AL, 5 pg/dL oJsk= 7hay), 24
Az A4 TL2EE 853 pg/day (L], 10 olak= 7ha), 244171
2~ 17-hydroxycorticosteroids 3 mg/day (L%, 2.5 o]s}= 74y)
B2 A=A ghoron @4 FARAASE 2 (adrenocortico-
tropic hormone, ACTH) 2.64 pg/mL (F}1L%], 10-60)% ACTH H|2]
& T3] 245 HYlth(Table 2).
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Table 2. Low dose dexamethasone suppression test

Basalserum  Serum 24 hruine 24 hr urine
cortisol cortisol cortisol 17-0HCS
(ug/dL) (Hg/dL) (ng/day)  (mg/day)
Preoperative level 10.19 9.49 85.3 3
Reference range 5-25 <5b <10 <25

17-0HCS, 17-hydroxycorticosteroids.

Fig. 1. Preoperative computed tomography (CT) scan. (A) Abdomen CT reveals an 2.5 cm sized hypervascular adrenal mass in left adrenal gland, and (B) an 6.5 cm
sized cystic mass with peripheral wall thickening in right adrenal gland.
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ANTERIOR -24HRS POSTERIOR -~24HRS

POSTERIOR -48HRS
P.N.U.H 131-T MIBG SCAN

ANTERIOR -asngs.
Fig. 2. Preoperative "*'l-metaiodobenzylguanidine (MIBG) scan. "*'I-MIBG scan
shows increased uptake in the right upper quadrant of the abdomen (corre-
sponding the cystic mass in right adrenal area on computed tomography scan).
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Fig. 3. (A, B) Histopathological finding of the right adrenal pheochromocytoma. Right tumor cells have round to oval nuclei and abundant granular amphophilic cyto-

plasm (H&E stain, x 400).

Fig. 4. Inmunohistochemical staining of the right adrenal pheochromocytoma. The immunachemistry revealed positive reaction for neuron specific enolase (A, neu-
ron specific enolase stain, x 400) and synaptophysin (B, synaptophysin stain, x 400).

http://dx.doi.org/10.3803/EnM.2012.27.4.323

http://www.enm-kes.org



326

Park CJ, et al.

Fig. 5. Histopathological finding of the left adrenocortical adenoma. Left adrenal adenoma was composed of zona reticularis like cells (A, H&E stain, x 40). They
show compact cells with lipid sparse eosinophilic cytoplasm and clear cells with lipid sparse eosinophilic cytoplasm (B, H&E stain, x 100).

9] A]o] IAEQITHFig. SA). Hematoxylin and eosin FAHO| 4] &
A ARG 7P WA} Al ol A-go] FRE &
A7 HEERICHFig. 5B).
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