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Nesidioblastosis is a diffuse proliferative process of pancreatic islet cells
characterized by hyperinsulinemic hypoglycemia. This is a rare cause of
hypoglycemia in adults and is presently designated as noninsulinoma
pancreatogenous hypoglycemia syndrome (NIPHS). Here, we report a case. A 75
years old male patient found unconscious was send to our emergency room where
inappropriate elevation of C-peptide and insulin level were found during
hypoglycemia and his conscious recovered after glucose infusion. He has no history
of diabetes and denied taking any medicine. He suffered from cold sweating and
weakness recently. Seventy two-hour prolonged fasting was inconclusive, but
C-peptide suppression test showed non-suppression of C-peptide 60 min after insulin
infusion. Glucagon test showed an enhanced increment in insulin and C-peptide level
5 min after glucagon injection. CT scan of abdomen showed no tumor growth in the
pancreas or other organs. Selective arteriography with calcium infusion test showed
2-3 fold increased in insulin level after calcium infusion at the

splenic , superior mesenteric and gastroduodenal arteries. Explore laparotomy
revealed no tumor in the pancreas and distal pancreactectomy was performed.
Diagnosis of NIPHS was confirmed by pathological examination. No hypoglycemic
episode was noted during this 2.5 years follow-up. Unfortunately, he died of COPD
unrelated to hypoglycemia or NIPHS at other hospital in 2001. ( J Intern Med
Taiwan 2002;13: 133-140)

21 parRbtz %

Plasma glucose (mg/dl) 33
C-peptide (ng/ml)* 3.88
Insulin ( TU/L)* 23.7
I/G ratioP* 0.7
Insulin Antibody 6%
ACTH test Normal cortisol response
Mixed meal test Negative
5 Hour OGTT No impaired glucose nor DM
72 hour prolonged fasting Non diagnostic

* 4o #E i 33mgldl pFErric fz A



# 2. C-peptide #r#]:#5% (C-peptide suppression test) 1.4 %

0’ 60’
Plasma glucose (mg/dl) 71 20
C-peptide (ng/ml) 1.64 0.87

Patient’s BMI 26kg/m* Abnormal response is <54% suppressed in 60 based on
C-peptide suppression test data from O’Brien PC , Kao PC et al: C-peptide
Suppression test: Effect of gender age and body mass index: Implication for
diagnosis of insulin  J Clin Endocrinol Metab 74:204-210, 1992.

% 3. Glucagon f|;#:#% (Glucagon stimulation test)=.% %

0 5 15° 30° 45° 60’
Plasma glucose (mg/dl) 74 86 110 132 128 116
C-peptide (ng/ml) 2.05 >5.68  >5.68 4.05 3.67 33
Insulin ( Uml) 9.6 136.8 72.5 33.1 21.2 13.3

F 4 FH PR ﬁa?] 71 382 (selective arterial calcium infusion test) s %

-30” 0” 307 60”7 90”1207 180~

Right hepatic artery 8.3 7.3 7.2 8.3 120 12,6 10.2
SMA (orifice) 7.0 73 134 279 199 151 147
Splenic artery 6.1 57 165 322 231 192 11.8
Gastroduodenal artery 6.9 7.3 143 149 129 126 104

SMA : superior mesenteric artery

%05 f 4R Bk B R R L B B (NIPHS)% & ¥

2§k F
Pt No Sex Age Time of Neurogly BS Whipple’'s  72-h us CT scan Celiac Selective  Recurrence
(yr) Sx copenia  (mg/dl) triad fast pancreas pancreas Axis ca”™ of

arteriography  stimulation  Neuroglyc-

test openia

Ref 12




2 M 16
3 M 72

4 M 72

5 F 78

6 M 64

7 M 29

8 F 43

9 M 28
10 F 28
Ref17 M 69
our M 75

case

4 hpc

4 hpc

3.5 hpc

4 hpc

2hpc

2.5hpc

7 hpc

1-4 h pc

3-5hpc

2-4 h pc

2-4hr pc

4h pc

56

36

40

36

40

30

42

42

39

38

48

33

Neg

Neg

Neg

Neg

Neg

Neg

ND

NC

Neg

Neg

Neg

Neg

Neg Neg Neg Pos No
Neg Neg Neg Pos No
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Pt No: patient number; Sx: symptoms; BS: blood sugar; US: ultrasound; ND: not done; NC: not

completed; Yes*: for 3 months then complete resolution; Yes#: recurrence of milder symptoms

with no documentation. (Data adapted from: Thompson GB, et al. Surgery 2000; 128: 937-45;
and Lee WL, et al. Diabetic Medicine 1997; 14:985-988.)
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