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Abstract: Two cases of idiopathic hypoparathyroidism (HP) associated with ossification
of posterior longitudinal ligament (OPLL) and mild glucose intolerance are reported. A
67 -year-old man had dysesthesia in both hands and some cpisodes of syncope for the last
10 years. Serum calcium was 6.6 mg/dl and inorganic phosphorus was 5.6 mg/dl. Serum
PTH could not be detected and Ellsworth-Howard test was compatible with idiopathic
HP. Segmental type of OPLL was found in the cervical spine by X-ray and extensive
calcifications in cerebral cortex, basal ganglia and dentate nuclei were demonstrated by
computed tomography. The other patient, a 71-year-old woman, had complained of head-
ache and dysesthesia of distal extremities with a history of 33 years. Serum calcium was
5.3 mg/dl and serum inorganic phosphorus was 5.2 mg/dl. She also had segmental type
of OPLL in the cervical spine and calcification of the basal ganglia. Both of them had
mild glucose intolerance. We suggest that abnormal calcium and glucose metabolism plays

an important role in the pathogensis of OPLL.
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Although calcification of the soft tissue
is knownt to be associated with hypopara-
thyroidistn (HP), ligamentous ossification
appears to be an unusual complication of
HP. The ossification of the posterior longi-
tudinal ligament of the spine (OPLL) has
been reported to be occasionally associated
with idiopathic and postoperative HP and
often observed in patients with diabetes
mellitus!-8). Therefore, in addition to ab-
normal glucose metabolism, the deteriora-
tion of caldum metabolism may provide
a further background for OPLL. We re-
port two cases of HP associated with OPLL
and glucose intolerance.
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CASE REPORT

Case 1

A 67-year-old man was referred to our
hospital with a 10-year history of dyses-
thesia in both hands and some episodes of
syncope. One year prior to admission, he
experienced a syncope attack and recovered
spontaneously after 83—4 hours. There was
neither overt nor latent tetany. Examina-
tion of the nervous system revealed rigidity
in right extremities and slightly accentuat-
ed bilateral deep tendon reflexes. Babin-
ski's sign was positive on the right side.
Trousseau’s sign and Chvostek’s sign were
negative.
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Table 1. Laboratery data (Case 1)

CBC

Anterior pituitary functions
WBC 5200 TRH, LH-RH test
RBC 439 144 o 30/ 60/ 1207
Hb 12.5 g/dl TSH 4 19 18 18 4U/ml
Fle 27.5X10% LH 23 182 108 92 mIU/m/
FSH 18 3/ 29 29 m1U/m/
Urinalysis Thyroid functions
occult blood (—) Ty 112 ng/d!/
protein (—) Ty 11.3 pg/dl
glucose (=) 50g OGTT
Stool o 307 60/ 90/ 1207
gl Melsaed, Ci=5 glucosc 86 146 164 141 157 mg/d!
IRT B 38 42 35 pU/ml
Chemistry Ellsworth-Howard test
T.P. 6.4 g/d! Urinary phosphate and ¢cAMP: Response to intravenous
Alb 4.1g/dl administration of synthetic human
Creatinine 0.4 mg/d/ parathyroid hormone (1-34) were tested.
Ca 6.6 mg/d/ Increment of phosphate; 41.8mg/2 hr
P 6.6 mg/d! Increment of cAMP; 7.7 mol/hr
Na 143 mEq/!
K 3.9 mEq/[
al 105 mEq/!
Serum
CRP (£) c-PTH<0.10 ng/m/
ESR 12 mm/hr % TRP 95%,

B E
Fig. 1. Lateral tomography of the cervical spine. Case 1, (left); Case 2, (right). Cervical spine
with ossification posterior to the vertebral bodies (arrows).
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CT scan.
ganglia, the dentate nuclei, and the cerebral cortex.

Laboratory data (Table 1):
cium was 6.6 mg/dl and inorganic phos-

Serum cal-

phorus was 5.6 mg/dl. No immunoreactive
parathyroid hormone (PTH) was detected
in the serum. Ellsworth-Howard test was
compatible with idiopathic HP.
Radiology: Segmental type of OPLL
was found in the cervical spine (Fig. 1; A).
Very mild calcification was present in the
Skull X-ray
the basal
ganglia. Computed tomography (CT) dem-
onstrated extensive calcifications in the

capsules of both hip joints.

also showed calcifications in

cerebral cortex, basal ganglia and dentate
nuclei (Fig. 2; A).

The diagnosis was idiopathic HP, Par-
kinson’s syndrome and OPLL. la(OH)-D,
(2.0 pg/day) and L-DOPA (0.6 g/day) were
prescribed. Restorations of serum levels of
calmium and phosphorus were achieved in

Case 1 (left) and Case 2 (right).

Dense, extznsive calcification of the basal

two weeks and no further syncopal attacks
occurred.
Case 2

A 71-year-old woman visited our hospital
with the chief complaints of headache and
dysesthesia of the distal extremities. Her
dysesthesia had a 33-year history although
it was not progressive. When she was 60
years of old, she first experienced an epi-
sode of mild tetany, which occurred 1-2
times a month. At the age of 63, she un-
derwent an operation for cataract in the
right eye at a hospital, where she was
noted to have hypocalcemia. She was not
followed thereafter since she had neither
severe tetany attacks nor other intolerable
symptoms. Six months prior to the first
visit to our hospital, she bezan to suffer
from headache and noticed the develop-
ment of her dysesthesia.
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Table 2. Laboratery data (Casc 2)
CBC Anterior pituitary functions
WBC 3400 TRH, LH-RH test
RBC 408 x 104 0 30 60O 907 120/
Hb 13. 1 g/dl GH 2 2 2 1 1 ng/ml
Plt 19.2 PRL 9 113 94 72 504U /ml
TSH 3.4 14.6 14.6 12.9 10. 3 pU/ml
LH-RH test
Urinalysis 0’ 30/ 60/ 90 1207
occult bloop (—) LH 129 138 202 212 193 mIU/m!
protein (=) FSH 138 141 179 180 162m1U/ml
glucose (=)
Stool Thyoid functions
occult blood (—) Ty 128.2ng/dl
T, 9.8 pg/dl
Chemistry Ty 1.2 ng/dl
T.P. 6.9 g/dl TBG  22.0 pug/ml
Ald 4.6g/dl 75g OGTT
Creatinine 0.5 mg/dl o 307 60/ S0’ 120/
Ca 5.3mg/dl gyycose 84 179 192 185 118 mg/dl
r 5.2mg/dl gy 6 14 27 30 21 pU/ml
Na 141 mEq/I
K 3.7mEq/!
Cl 107 mEq/!
Mg 1.8 mg/dl
Ellsworth-Howard test
CRP (—) Method: same as in Table 1.
ESR 18 mm/hr Inc.ement of phosphate; 43.7mg/2 hr
RA (-) Increment of cAMP; 5.8 ymol/hy
c-PTH <0.10 ng/ml
o TRP  98.2%,
Physical examination revealed the pre-  (Fig. 2; B).

sence of latent tetany by positive Trous-
seau’s sign. Cataract was observed in the
left eye. Deep tendon reflexes in the lower
legs were slightly accentuated bilaterally.
No pathological reflexes were observed.

Laboratory data (Table 2): Serum cal-
cium was 5.3 mg/dl and inorgaic phos-
phorus was 5.2mg/dl. PTH was not de-
tected in the serum. Ellsworth-Howard
test was compatible with idiopathic HP.
Seventy-five g OGTT revealed mild glucose
intolerance.

Radiology: Segmental type of OPLL
was also found in the cervical spine in this
patient (Fig. 1; B). Calcification of the
basal ganglia was clearly visible on CT

The patient was diagnosed as having
idiopathic HP and OPLL. She was given
1.0 pg of la(OH)-D; daily. In a few weeks,
both serum calcium and phosphorus were
normalized and Trousseau’s sign also be-
came negative.

DiscussioN

Soft tissue calcification is known to be
frequently associated with HP. Recently,
ligamentous ossification was also reported
to be associated with HP. Adams et alV
reported a patient with idiopathic HP and
extensive paravertebral and ligamentous
ossification. In their report, they discussed
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four other reported cases with features
resembling those in their case.
et al®) described a 40-year-old woman who
presentedd HP associated with a bamboo like
after thyroid surgery. Okazaki
et al3% also described a 66-year-old man

Shimizu

spine

who had idiopathic HP associated with ex-
tensive ossification of the ligament of the
spine. "They investigated 17 cases of HP
and found that 5359, of them had liga-
mentous ossifications.

A high incidence of glucose intolerance
among the patients having OPLL was re-
ported® . Among the patients with OPLL,
76.89, had glucose intolerance, and among
the diabetic patients, OPLL was noted in
2297, Combination of glucose intolerance
with OPLL was also pointed out by other
investigators™. On the other hand, the
combination of HP with glucose intoler-
ance has not thoroughly been discussed
and the etiology of OPLL is still obscure.
Several studies were performed to clarify
the general and local factors relevant to
OPLL. Osazaki et al® suggested that the
responsible mechanism is related as much
to chronicty of the disorder as to the
severity of hypocalcemia and hyperphos-
phatemia. Tomita et al.” noted that the
levels of Ca** pool in OPLL tended to be
higher than in normal controls. Our case
1 had HP for more than 10 years, and case
2 for more than 30 years. As these cases
have had long histories of HP, they may
provide a background for OPLL, and per-
haps there may be some relationships be-
tween and OPLL,

glucose intolerance

although the exact mechanism is still un-
known. It is impossible to observe pro-
spectively a patient with HP without
therapy. Deeper
developmental course of OPLL, including
the possibility of

understanding of the

relationships among
OPLL, HP and glucose intolerance, is a
matter of importance to be explored in the

the future.
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An unusual associa-



128

F. Akasu, K. Haraguchi, S. Tsunoda, Z. Shiozawa and T. Onaya

R BLE L MVEREE B £ 4 - - RIRRIREEEETED 2 4

HZE XA, BEO FE, AR #—, HER £7, XB WHE
E St N P 2 ST

o8 FITFIRBERRICTTE (HP) ICHRATHER RS EEEIC A BN A Z 8k L mbh T 3
W3, i biE (OPLL) 2w &5, HFHEMWTLEL D T2 2 pdHEh T
b, 77, OPLL I/ #h e o R Eudk b Itiedmtish b, 4lilbhb
i, F7EMk HP i, OPLL, MHBHRESLN & & 0F L Epl & s Ui, SERI 113675, Yk, &
W FEIEME LT O LUK E ERICES, MiE7L Y7 4 6.6mg/dl, MEMEY ¥ 5.6 mg/dl,
ML PTH-C REELUF Kl FES 2 13 718k, Aobk, BUW & MU o LOMIRE EFRICZ S, il
HN YT L 5.3mg/dl, MiEMERY v 5.2mg/dl, iy PTH-C EEELUT, MmiE#l L &, Ellsworth-
Howard FUBRIC THFEM: HP & 3, £ 0 BEER S5k Tl BB L S o) fill OPLL & 4 &
Wic, BERBIRE L OPLL & IHC DL T4 L oM, WE»ash Ty, HERMRICD
WTIREHEA TRV, £z, HP 2 OPLL 213 U & ¥ 2 EHERE B1LEEDH 60% 240k L,
HP ORISR E, SR OSELE EHEE T b, 2RI TIE HP &, Of
TE LI THRESR BT X v, OPLL DAL S BT R S fue WHEM /R & iz,

FmT— K ETRISEIS TR, =) X7~ 2T — i, BEEERE, OPLL, Rl iLit



