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A Case of Langerhans Cell Histiocytosis Presented with Central Diabetes Insipidus
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ABSTRACT

Langerhans cell histiocytosis can cause central diabetes insipidus. Here, a case of Langerhans cell histiocy-

tosis invading the pituitary stalk was experienced. The patient was 15 years old boy, with complaint of

polydipsia and polyuria. A water deprivation test was carried out, and the urine osmolarity was increased from

165 to 469 mosm/kg following an injection of AVP to confirm the diagnosis of central diabetes insipidus. A

pituitary function stimulation test gave a normal response. A sellar MRI was performed, which showed a

thickened pituitary stalk mass (about 5.7 mm), with an increased size, 6.9 mm, on a second MRI 2 month

later. A tissue biopsy was performed, which showed aggregates of histiocytes and inflammatory cells, with

prominent eosinophils (H&E), and also revealed strong reactivity to anti-CD1a antibody on the immunohistoc-

hemistry. After confirmative tissue diagnosis, the patient received radiotherapy (900 c¢Gy). The thickened mass

of the pituitary stalk disappeared on the MRI following the radiotherapy. The patient was managed with

DDAVP nasal spray, after which the polyuric symptoms were completely relieved (J Kor Soc Endocrinol

20:513~518, 2005).
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ZAR 224 sab A AJRERE LR Foy A W)
T 4,100 /mm, G4 12 g/dL, 471 211,000 /mme] )
o} g Exi 74 o/dL, EF91 4.6 g/dL, AST 26 IU/L,
ALT 16IU/L, ALP 375IU/L, BUN 6mg/dL, Creatinine
0.7 mg/dL, Calcium 10.1 mg/dL, Phosphours 5.7 mg/dL,
Glucose 86 mg/dL, Sodium 142 mEqg/L, Potassium 4.1
mEq/L, Chloride 105 mEq/L, Total CO, 27 mEq/L, 8%
osmolality 296 mosm/kg, 4=# osmolality 74 mosm/kg 22
ZA=get. T2 A4 hGH 3.27 ng/mL (0~8), Prol-
actin 9.66 ng/mL (1.8~15.9), ACTH 25.5 pg/mL (10~60),
TSH 1.15 ulU/mL (0.17~4.05), T3 97.83 ng/dL (60~190),
free T4 1.32 ng/dL (0.89~1.79), LH 3.3 mIU/ml (1.0~5.3),

DOE: T

(b)

Fig. 1. (a) T1- weighted image of sellar MRI. This shows densely enhanced and thickened (diameter 5.7 mm)
pituitary stalk. (b) The follow-up sellar MRI. This shows more thickened (diameter 6.9 mm) pituitary

stalk than previous images.

Table 1. Response to Water Deprivation test

Time Body weight  Serum osmolality  Urine osmolality Hour urine
(kg) (mOsm/kg) (mOsm/kg) (cc/Hr)
8AM 39.15 229 97 200
9AM 38.35 305 116 250
10AM 37.90 304 139 200
11AM 37.80 309 158 150
MD* 37.60 313 165 300
1PM 37.45 314 348 50
2PM 37.45 309 469 30

* arginine vasopressin 5U injection
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Fig. 2. (a) Histologic finding of pituitary mass (H&E staining x200). This shows loose aggregates
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of histiocytes in a mixed

inflammatory background with prominent eosinophils. (b) High power view reveals Langerhans cells with ovoid to

reniform nuclei. (H&E, *%400)

Fig. 3. Langerhans cells disclose strong immunoreactivity for
anti-CD1a antibody. (%200, Immunohistochemistry)

FSH 1.5 mIU/mL (1.3~8.1),
(2.8~8.8)0]%ck WA ZAAF Foll g3t QFEAIAF HAE
3 AFP 2.9 ng/mL (15018}, % HCG-beta 4.6 mIU/
mL (0~10)0]Q 4= of|212] A.F.P 0.5 ng/mL, HCG-
beta 2.8 mIU/mLE B4 &7o]gck

HIARM A2 ZAte] 5 o AR 3] 7t ol
&7 HolA] ¢kkrl Sellar MRI 4 T1 weighted imageol|
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(Fig. 1a).
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= AlgE A F AT A3
sl I3 AR B57) 313 mosmjkg, ¥ AREA =
%7} 165 mosm/kg & F718F AFel|A] Pitressin A Al

Selgic. Pitressin 5 W91E Slel T4 F 24170 2 A

N
A
n
K5
32
)

Fig. 4. The follow-up sellar MRI after radiotherapy. This
shows that pituitary stalk mass disappeared.

A 557} 469 mosm/kgZ F7tElo] T4 955 oE A
o 3 AAES 8390k (Table 1). HX¥5H AALIAE
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g4 5l wHGNellxe] FoF FAA(AFP 3 HCG-beta)
© 25 A HSlell Adek skl ef# 48 sellar
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